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ABSTRACT

This study described the hospital morbidity of 194 persons with Fetal Alcohol Syndrome
(FAS), born between 1973-1992, who were identified through a major referral center for
Saskatchewan children with disabling conditions. Computerized provincial hospital
separation data were obtained for 84% of 101 males and 77% of 93 females. Complete
hospitalization histories were obtained for 128 patients, and partial histories for 29
patients. This data provided information on 1,556 hospitalizations from January 1, 1973
to November 30, 1992. At least 54% of study group members experienced morbidity as
newborns, and 83% of all females and 91% of all males had experienced at least one
other hospitalization (excluding the newborn stay) during their life (based on provincial
data combined with information from patient follow-up and record reviews). By
November 1992 (provincial data only), the mean number of hospitalizations (SD) for
males and females age 15-19 years was 8.4 (7.0) and 10.2 (8.1), respectively. For
children <5 years the mean (SD) was 6.0 (5.8) for males and 3.1 (4.7) for females. Age-
and sex-specific hospital separation rates for the FAS group (based only on provincial
data pooled from fiscal years 1987-91) were compared to the 1989-90 Saskatchewan
rates. The 95% confidence intervals for the rate ratios indicated significantly higher rates
for both males and females with FAS <1 year, 1-4 years and 5-14 years of age, relative to
children in general. Comparisons were made using Saskatchewan Registered Indian
rates, since 88% of the study group was Aboriginal. The 95% confidence intervals
indicated significantly higher rate ratios for males with FAS in all age groups, and for
females with FAS age 5-14 years, relative to Registered Indians. The rate ratios for
females <1 year and 1-4 years may not have achieved significance because of a possible
bias toward underestimation, given the higher proportions of missing data in these
groups. The results suggest the high rates of hospitalization in children with FAS are not
explicable solely by factors associated with racial identity or ethnicity. |
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1. INTRODUCTION

Fetal Alcohol Syndrome (FAS) is a permanent and disabling birth defect caused by in
utero exposure to ethyl alcohol. The condition is marked by pre- and or post- natal
growth retardation, central nervous system involvement, and characteristic facial
anomalies. Heart and other anomalies also may present. Reports of the long term effects
of FAS now are accumulating.5? 134 135, 148 Thege studies indicate that the disabilities
experienced by persons with FAS are multiple and long lasting,!*> and represent a
lifelong challenge to affected individuals, their caregivers, and society. FAS is preventable
by avoiding alcohol ingestion during pregnancy.

1.1  Research objectives

The first objective of this study is to describe the burden of illness in terms of hospital
morbidity, experienced by a clinical population of persons with Fetal Alcohol Syndrome
(FAS) in Saskatchewan, born in the period 1973 to 1992. The second objective is to
determine if the study group has a greater burden of illness than Saskatchewan children
and Saskatchewan Aboriginal children, as measured by hospital separation rates and
length of stay.

1.2 Relevance

There are no published reports of morbidity resulting in hospitalizations for persons with
FAS. A unique opportunity existed in Saskatchewan to comprehensively describe hospital
morbidity and utilization of persons with this important cause of intellectual handicap. One
of the largest groups of patients with the condition was previously assembled and
followed longitudinally.5® Data on hospital separations (discharges) were obtained for
more than 80% of this group from the computerized provincial hospital services data base.
Data from this source are significant because they contain hospital morbidity information
collected within a universal system of health care benefits, theoretically for the entire
period individuals are residents of Saskatchewan. Therefore, a more complete description



of hospital morbidity is possible than could be developed if similar information was
obtained through chart reviews or through interviews with parents or other caregivers.
Furthermore, a wide range of hospital-treated morbidity can be explored and described, in
addition to that associated with the anomalies and growth retardation that typify FAS.

Hospital morbidity information is important because it contributes to an understanding of
the effects of the condition, particularly the burden of illness experienced by persons
affected by FAS and the impact on the health care system. Information on health impacts
may strengthen the case for prevention programming and could be useful in determining
lifetime cost estimates for FAS. Lifetime cost estimates subsequently can be used in

assessing the cost-benefit of prevention efforts aimed at reducing cases of FAS.2



2. LITERATURE REVIEW
2.1 Introduction

Fetal Alcohol Syndrome (FAS) is a birth defect, presenting as a complex of physical and
mental abnormalities that result in permanent disability. It is caused by severe in utero
exposure to ethanol.1*?> When compared with other conditions associated with intellectual
disability and handicap, such as Down Syndrome and neural tube defects, FAS is unique
because it is preventable. It is described as the "most common known nongenetic cause of
mental retardation."”® While fetal damage from prenatal alcohol use is not a new
phenomenon, > the recognition and diagnosis of FAS is relatively recent. The diagnosis
of FAS in North America began in 1973, following published reports by Jones et al 8- 34

This review examines three areas: the current state of the epidemiology of FAS and its risk
factors, the morbidity known to be associated or possibly associated with the condition,
and the health and social impacts of FAS.

2.1.1  Etiology of FAS

Fetal Alcohol Syndrome is a result of excessive ethanol (alcohol) intake during
pregnancy.”® The U.S. Institute of Medicine's Committee to Study Fetal Alcohol
Syndrome’® has defined a pattern of excessive intake as

characterized by substantial, regular intake or heavy episodic drinking. Evidence
of this pattern may include: frequent episodes of intoxication, development of
tolerance or withdrawal, social problems related to drinking, legal problems
related to drinking, engaging in physically hazardous behaviour while drinking,

or alcohol-related medical problems such as hepatic disease.” (p. 31)

Heavy drinking is variably and inconsistently defined and measured in prenatal alcohol
exposure research.’

The teratogenicity of alcohol is complex, and a detailed discussion is beyond the scope of
this review. Alcohol affects a number of systems through a complex interaction of dose-

3



response relationships, timing with respect to fetal development, and genetic
susceptibility, which may be influenced by several biological and environmental factors.%
79,157 In terms of the classic epidemiological triangle,”” alcohol is the agent, the host is
the maternal-fetal unit, and the environment encompasses the social, cultural and physical
environments experienced by women of childbearing age as well as the physical
environment of the fetus.

A universally safe dose for alcohol consumption during pregnancy has not been
established, and there is uncertainty about the characteristics of the dose-response
relationships involved in alcohol teratogenicity.”® Central nervous system damage may
occur at certain thresholds, while other outcomes, such as growth, may be represented
better as linear dose-response patterns.*® While it is known that facial anomalies result
from exposure in the first eight weeks of pregnancy, determining the timing with respect
to altered growth and central nervous system deficits, especially behavioural outcomes, is
more complex.*? Brain development and growth occur throughout gestation. Heavy
drinking in early pregnancy is associated with mental retardation, motor problems and
sensory deficits, while drinking in the third trimester has correlated with learning and
motor skill deficits.*? Decreased head circumference, which is a marker for brain growth,
appears permanently affected with exposure occurring throughout pregnancy.*? There is
some evidence, reviewed by others,” that binge drinking (alcohol consumed within a
short period of time, raising blood alcohol concentrations sharply) produces more severe
effects on the fetus's developing central nervous system than the same or a larger dose
consumed over a longer period. Adverse effects on height and weight have been noted in
alcohol-exposed children when exposure occurred in both first and third trimesters.*?
More studies are required to learn about the outcomes of different patterns of alcohol
consumption at different stages of pregnancy.*®

2.1.2  Diagnostic Criteria

FAS, as a medical diagnosis, has been defined by the presence of clinical manifestations
in all three of the following modified criterial3? originally set out by the Fetal Alcohol
Study Group of the Research Society on Alcoholism.!!? The criteria listed below were
outlined by Sokol and Clarren,!32 and were used in the assembly of the patient group®?
that is now the subject of the present hospital morbidity and utilization study.

1. Prenatal and/or postnatal growth retardation (weight and/or length or height
below 10th percentile corrected for gestational age).

4



2. Central nervous system involvement [including neurological abnormality,
developmental delay, behavioral dysfunction or deficit, intellectual impairment
and /or structural abnormalities, such as microcephaly (head circumference
below the 3rd percentile) or brain malformations found on imaging studies or
autopsy].

3. A characteristic face, currently qualitatively defined as including short
palpebral fissures, an elongated midface, a long and flattened philtrum, thin
upper lip, and flattened maxilla.

The overall pattern of abnormalities in FAS is distinctive, allowing diagnosis on the basis
of examination, blind to the knowledge of prenatal alcohol exposure history.!3? Edema in
the newborn period may obscure diagnostic facial features,!? while postnatal growth
retardation and developmental delays may not be present until the first or second year.!t?
Other serious anomalies, such as cardiac malformations, cleft palate and neural tube
defects also may be present in persons with FAS, but are not found uniformly.5

While this study focuses specifically on persons with FAS, it is important to note the
presence of other effects from prenatal alcohol exposure. Individuals with some, but not
all of the criteria for FAS, have been diagnosed as having possible Fetal Alcohol Effects
(FAE) or alcohol-related birth defects (ARBD* ). There was no accepted set of criteria
defining a set of consistent unique manifestations to use FAE as a diagnosis, and the use
of the term "FAE" has been discouraged.® 7 132 Nonetheless, there exists a body of
patients who do not have all the hallmarks of FAS, but who have serious clinical problems
related to known alcohol prenatal exposure.3”> 148 If FAS does truly represent the "tip of
the iceberg" in terms of the most severe results of prenatal alcohol exposure in live born
infants, persons with some of the signs and deficits found in FAS may exist in larger
numbers. In Saskatchewan, clinical experience suggests that for every FAS patient seen at
the Kinsmen Children Centre, there are 3-4 others seen with FAE or ARBD's.%?

Standardized definitions for the diagnosis of FAS and related conditions are important for
clinical purposes and for improving comparability of research findings. The U.S. National
Institute of Medicine Committee to Study Fetal Alcohol Syndrome in 1996 grappled with
the problem of the need for refined diagnostic terminology, and defined diagnostic criteria
for the following five categories.”” Categories 1-3 deal with FAS: 1) FAS with a
confirmed maternal excessive alcohol intake history, 2) FAS without such a history, and
3) partial (but not necessarily less severe) FAS with confirmed maternal excessive alcohol

* ARBD used in this context encompasses a range of physical, psychological and behavioural deficits. In
1996, the U.S. Institute of Medicine Committee to Study Fetal Alcohol Syndrome recommended reserving

this term specifically for physical defects resulting from known prenatal alcohol exposure.79
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intake history. A significant development was the specification of two Alcohol-Related
Effects diagnostic categories. Category 4 pertains only to physical alcohol-related birth
defects (ARBD), while Category 5 describes alcohol-related neurodevelopmental
disorders (ARND). Both categories 4 and 5 demand a history of confirmed excessive
maternal alcohol intake. ARBD and ARND may co-exist in individuals.

The new diagnostic categories were not in use when the literature discussed in the present
review was published. Their acceptability among clinicians and researchers is unknown.
Therefore, specific research findings are cited in this review as originally reported. This
means the term FAE will be used, if investigators used it to report their findings. In
general discussion, the new term "Alcohol-Related Effects" will be used in preference to
"alcohol-related birth defects," which previously was not restricted to physical birth
defects.

2.2 Epidemiology

Basic epidemiological data for the condition FAS and its risk factors are important to
address FAS and Alcohol-Related Effects. Information is required to assess the magnitude
and impact of the problem, to plan for services to address the needs of affected persons,
and to plan and evaluate targeted prevention programs. Exploration of the current state of
epidemiological knowledge contributes to an understanding of the possible explanations
for the disproportional representation of Aboriginal people (sometimes referred to as
native Indian people, or North American Indians) in the study population of the present
research project.

2.2.1 Incidence

The epidemiology of FAS has rested largely on prospective clinic-based studies examining
the outcomes of maternal alcohol consumption, surveillance based on existing data
sources (hospital discharge data, medical records), and a handful of population-based
prevalence studies carried out exclusively in Aboriginal Canadian and American Indian
communities.” There are no known Canadian incidence rates for FAS. The overall
incidence rate for FAS can only be estimated due to a lack of generalizable population-
based data. The following discussion reviews the use of prospective studies, surveillance
results, and recent Saskatchewan data.



By combining the results of prospective studies of women presenting for prenatal care in
Europe, the United States, Canada and Australia, Abel conservatively estimated the overall
incidence of FAS in the western world to be 0.97 per 1,000 live births.” The average
incidence rates among 35 prospective studies* he reviewed was 0.50/1,000 live births,
with a range of 0/1,000 to 3.9/1,000.” These studies accumulated between 1973 and
1992, and none involved Aboriginal persons,’ a group that may have increased risk.?’

"World wide" incidence rates must be used carefully, if at all, because their
generalizability and validity is questionable. Clinic-based prospective studies may not be
generalizable beyond their study populations, let alone beyond national and continental
borders. Results are not generalizable if the ethnic distribution of the study group is not
representative of the general population, if members of ethnic subpopulations are
differently diagnosed, or if the ethnic distribution of the risk drinkers is disproportional to
that found in the general population.** The problem of representativeness is underlined by
the disproportionate contribution of two studies to the total number of FAS cases in the
prospective studies pooled by Abel.” Of the total 95 FAS cases from the 35 studies he
reviewed, 82 (86%) were identified by two studies contributing only 24% of the total
pooled population.” These studies were located in inner city Cleveland and Detroit, with a
predominately low income African American population. Ascertainment bias is a
possibility since clinical features in minority group members are evaluated against
Caucasian norms.” 19 However, Abel” has discounted the possibility of this bias
influencing results of prospective studies in which trained dysmorphologists, familiar with
the distinctive pattern of features comprising FAS, are the diagnosticians. Prenatal high
risk drinking does not appear to be evenly distributed according to racial/ethnic affiliation
or income level.35 Average incidence rates based on a unrepresentational variety of sample
subpopulations with varying proportions of high risk drinkers cannot provide baseline
data useful to inform prevention planning and evaluation. The median and modal rate of 0
for the studies Abel” pooled supports this point.

Using prospective studies may underestimate the occurrence of FAS for several reasons.
Women at high risk for delivering a child with FAS are alcohol abusers, and may not
present for the prenatal care necessary for entry into a prospective study.1® Many

* There is a discrepancy in the number of studies reported and used. The text indicates 29 prospective
studies were used, while Table 1 "Estimated Incidence of FAS per 1,000 Births Based on Prospectlve
Studies” displays a total of 35 studies, on which the calculated incidence figures appear to be based.’

T calculated from data presented in Table 1 in: Abel E. An update on Incidence of FAS: FAS is not an
equal opportunity birth defect. Neurotoxicology and Teratology 1995, 17:437-443.
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prospective clinic-based studies were concerned with measuring a range of infant
outcomes associated with maternal alcohol consumption, and were not specifically
designed to determine the incidence of FAS.” Insufficient power may exist to detect
FAS. Of the studies selected by Abel,” 21 (60%) had sample sizes of less than 1,000,
with varying proportions of high risk drinkers. If the average incidence rate of 0.50/1,000
holds true, then many studies would not have been able to show an effect, even if one
existed. Length of follow-up may also influence the FAS incidence estimate obtained from
prospective studies, and it is not known if this was a criterion in Abel's selection of
studies. While infant subjects in prospective studies might be very closely examined,
significant developmental delay, attention deficit disorder, and intellectual impairment may
not be identifiable until the child is beyond infancy. The need for years of sufficient lag
time after birth to identify those with mental retardation was clearly demonstrated by Baird
and Sadovnick using the British Columbia Health Surveillance Registry.!’

No published Canadian national or regional surveillance data were found in the literature
reviewed.” The U.S. hospital-based Centers for Disease Control (CDC) Birth Defects
Monitoring Program (BDMP) reported for 1992 and 1993 newborn prevalence rates of
5.2 and 6.3 per 10,000 live births (0.52 and 0.67 per 1,000), respectively.3” * To
identify FAS cases, the BDMP uses only hospital discharge data, in the form of the
International Classification of Diseases, Ninth Revision, Clinical Modification (ICD-9
CM) code 760.71 ("Noxious influences affecting fetus via placenta or breast milk,
specifically alcohol includes fetal alcohol syndrome").3’

Just as many clinic based studies of maternal alcohol use were not primarily designed to
determine FAS incidence,” existing surveillance systems, such as the BDMP, were not
designed to capture conditions like FAS.** FAS incidence rates derived from the BDMP
may not be representative or generalizable, and simultaneously, might be subject to
problems in overestimation and underestimation.

The BDMP program is the largest source of U.S. data on congenital anomalies in infants,
but it relies on a nonrandom sample of hospitals that may have differing proportions of
high risk pregnancies and different rates of anomalies because of characteristics such as
size and funding source (private vs. public).8 It is not population based,** and the

* One unpublished 1983 study by Wong161 using British Columbia Health Surveillance Registry data,

covering births from 1972 - 1980 has been reviewed by others.}® 27 It was not possible to obtain this
report from its agency source for personal review.



sample of U.S. births monitored by this program has dropped from 30% in 1979 to 10%
in 199234 to 5% in 1993.37 If specific ethnic or racial subgroups are included
disproportionately and have different rates of high risk drinkers and FAS, then results are
not generalizable.* These selection biases are given as a possible explanation for the
differences observed between ethnic/racial groups reported by the BDMP.3® Detection
bias is also a possibility, and must be considered as a reason for racial differences.>® If
physicians believe the condition is more likely to occur in certain minority groups, they
might search for and/or record the condition differentially according to ethnic minority
status.** Bias may also occur if clinicians are not familiar with FAS dysmorphology and
as a result, diagnose some racial groups differently. A recent attempt to develop an FAS
facial phenotype case definition indicated that race, gender, and age (up to 10 years) had
little influence on the classification of true positives (sensitivity) and true negatives
(specificity), when the investigators used a tool based on combined level of expression of
palpebral fissure length, philtrum smoothness, and upper lip thinness.!> While the
number of minority children was small in testing the screening tool, further validation of
the tool may provide an acceptable standard for diagnosis of FAS facial dysmorphology.

Low sensitivity (true positive rate3) of any method used in surveillance will create
underestimation. The sensitivity of ICD-9 code 760.71 as used in the BDMP is
undetermined,** but two reports concerning the same code indicate its low sensitivity
(24%"3¢ and 38%1%). Underestimates may obtained if lag times are inadequate to capture
cases that are identified beyond the newborn and infancy periods. This may be especially
true for surveillance programs (such as the BDMP) that deal only with the newborn
period, and those extending into the first year of life, like the Metropolitan Atlanta
Congenital Defects Program.* The average age of diagnosis reported from a clinical
patient group 33 and a surveillance program?! was around three years of age. It is agreed
that knowledgeable diagnosticians have no difficulty recognizing a child with FAS
between ages 2 and 11.7° Diagnosis may be complicated in the newborn period because
facial edema alters appearance,!3? in early childhood because CNS dysfunction may not
be apparent,!1® and after puberty when facial dysmorphology normalizes.!4

General underdiagnosis and underrecording of FAS diagnoses may be a problem, and
theoretically could affect the sensitivity of any surveillance method relying on medical
records.** The six fold increase in FAS newborn incidence rates in the BDMP between
1979 and 1993 may be attributable to increased awareness and diagnosis.>” A failure to
diagnose FAS in newborns has been documented, despite the presence of signs that were
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noted in the hospital record.*° This occurred in the years immediately following the
recognition of FAS as a diagnosis. Two recent surveys of physician's attitudes and
practices indicate up to 9-10% of responding pediatricians and general practitioners had

not recorded an FAS diagnosis, despite being convinced of its presence.!%- 112

A low positive predictive value (the probability a person with a positive test result is a true
positive #8) for a specific surveillance method could contribute to an overestimation of
FAS if cases are not verified. The positive predictive value of the methodology involving
hospital discharge codes in the BDMP is undetermined.** However, the positive
predictive value for the same ICD-9 code (760.71) used by the BDMP was low (27%)
within the Colorado surveillance system in 1992-94.1% This compared similarly to the
positive predictive value of 24% for the same code found in a review of U.S. Indian
Health Services medical records from 1981-1992,156 using similar rigorous criteria for
FAS as were employed in Colorado. The combination of low sensitivity and low positive
predictive values for ICD-9 code 760.71 make it difficult to place confidence in results
from surveillance systems relying only on hospital records in the newborm period, such as
the BDMP.

Saskatchewan has no birth defects monitoring or surveillance program. Using a clinical
population, Habbick et al.%? estimated a minimum average rate of 0.585 cases of
FAS/1,000 births for the province over the period 1972-1992. This rate appeared stable
over the five year intervals comprising the study period. While methodologically weaker
than a prospective population-based study and not as comprehensive as a population-
based systematic multiple source surveillance effort, an attempt was made to
retrospectively identify all known FAS cases in this province. The Kinsmen Children's
Centre, the province's primary centre for diagnosis and treatment of developmental
disability was the principal source of cases (92% of 207 with FAS). Case finding using
other likely sources, such as Royal University Hospital (Saskatoon), Wascana
Rehabilitation Centre (Regina) and pediatricians, identified other patients. Case finding
was done in the belief that persons with FAS are severely affected enough to eventually
present to knowledgeable health care providers.®? There is some support for this
approach, based on the Colorado FAS surveillance program finding that an enhanced
technique involving frequent communication with a neonatology practice and a clinic-
based developmental unit of a pediatric hospital had the highest sensitivity of any method,
identifying 84% of the total registered definite or probable FAS cases.!% A major strength
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of the Saskatchewan study was the strict ascertainment of FAS cases, complete with a
history of maternal prenatal alcohol abuse.5®

The Saskatchewan investigators suggested their result was an underestimate since the
study was based in a tertiary hospital clinic accessed by physician referral, and because
incomplete ascertainment is probable for persons with FAS born in the most recent years
of the study period.®3 While physician referral is a criterion for assessment at the Centre,
significant outreach activities in the form of traveling clinics to geographically isolated
areas, particularly Northern Saskatchewan, theoretically reduces problems of access.
Importantly, 86% percent of the study group are Aboriginal persons, a striking
overrepresentation compared to the 15-20% of all Saskatchewan births to persons who
claim Registered Indian status.®®> However, the possibility of selection biases (particularly
differential detection and referral), must also be considered in addition to the possibility of
true differences in risk.

2.2.2  Need for improved epidemiological data

Similar incidence rates have been derived using different methods. Abel's estimated
incidence, based on prospective studies, is 0.97/1,000 live births with an average rate of
0.50/1,000; 7 the CDC BDMP most recent reported rate for newborns is 0.52/1,000 live
births and 0.63/1,000 live births for 1992 and 1993, respectively;3’- 44 and the average
estimated rate for Saskatchewan, based on a clinical population born between 1962 and
1992, is 0.585/1,000 live births.®> However, there are so many limitations in interpreting
these results that a valid and reliable accounting of the incidence and prevalence of FAS
remains elusive. Estimated incidence rates are often cited. However, they cannot
reasonably be used as baseline data to measure prevention progress or to function as needs
assessment data in planning the provision of service for affected individuals. The
limitations of the major U.S. surveillance reports preclude generalization to Canada.
Canadian surveillance information is needed. An effective surveillance system must take
into account the characteristics of FAS and the factors influencing its diagnosis. Active
verification of passively identified potential cases is necessary.” Multiple sources of
surveillance information such as medical records, pediatricians, and specialized pediatric
clinical services have been shown to be necessary to identify the most FAS cases.?! 106
The incidence estimates,” 3% 63 together with the prevalence studies in some native Indian
communities,?” raise the issue of a disproportionate contribution of FAS cases by
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minority population subgroups, as will be discussed in the following section on risk
factors for FAS.

2.2.3 Risk factors for FAS

The identifiable cause of FAS is heavy, frequent alcohol exposure in utero.'>3 Aside from
heavy drinking during pregnancy, the current limited state of epidemiological knowledge
indicates African American and Aboriginal/North American Indian ethnicity may be a risk
factor for FAS.

However, it is argued that low socioeconomic status, and not race as a biological entity, is
the major risk factor for the development of FAS.” 8 In prospective studies dealing
primarily with European Caucasian subjects, and therefore unconfounded by race, FAS
was almost exclusively found in those with low socioeconomic status.” Few North
American FAS cases are found in prospective studies with predominately Caucasian
middle to upper income subjects, while most FAS cases occurred at study sites
characterized by African American women living in low socioeconomic conditions (no
prospective studies for native Indian populations were available).” The mechanisms
through which socioeconomic status affects the expression of FAS must be plausible for it
to be considered a major risk factor. Abel and Hannigan® have developed a theoretical
model integrating the primary risk factor, low socioeconomic status and its correlates
(poor diet, stress, smoking, high parity, other drug use, and exposure to environmental
pollutants), with alcohol intake patterns, culture, and smoking. Based on animal and
human studies, these so-called "permissive factors" may facilitate the biological
mechanisms of alcohol teratogenesis (intrauterine growth retardation, and hypoxia and
free radical formation leading to cell damage) by exerting their own toxic effects and/or
lowering cellular defenses to alcohol damage.?

Because all women who frequently abuse alcohol must be considered potential candidates

for giving birth to children with FAS, the following discussion on risk factors begins with
an overview of the epidemiology of heavy drinking in pregnancy. The FAS epidemiology

in ethnic minority populations is discussed, with emphasis on Aboriginal people.
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The overall incidence of FAS among live births to heavy prenatal drinkers™ is suggested to
be around 45/1,000 (4.5%), based on combining several studies.’” The incidence has
ranged from 0/1,000-333/1,000 in 28 studies’ from Europe and North America.”
However, the estimated rate more accurately depicts FAS births to heavy drinkers from
U.S. African American low socioeconomic inner city neighbourhoods. Using data
presented by Abel,’ three studies set in those locations contributed 45% of the pooled
population of heavy drinkers and half of the overall cases, and demonstrated homogenous
rates of FAS births to heavy drinkers (2.5-6.5%).

It must be noted that a rate of 4.5% does not estimate incidence for the range of other
reproductive outcomes likely associated with high levels of in utero alcohol exposure
(including spontaneous abortion,*? and infants affected by Alcohol-Related Effects).
Also, 4.5% may be an underestimate because: 1) heavy drinkers are less likely to receive
prenatal care,?> and hence they and their children will be excluded from the prospective
studies reviewed; 2) sufficient lagtime is necessary to ascertain cases with intellectual
deficits!? (although lagtime isn't addressed by Abel” ); 3) misclassification may exist due

to underreporting of alcohol consumption by pregnant problem drinkers 33 107

and by
combining studies that use differing criteria for heavy consumption.” However, even with
gross underestimation, it is clear that FAS is not always expressed in every pregnancy
with heavy alcohol exposure. Social, environmental and biological factors are believed to

influence alcohol teratogenesis.® 7

The incidence of FAS is dependent on the prevalence of alcohol abuse among women of
childbearing age. Data describing alcohol consumption in Canadian women has been
reported by age group and labour force status.!? There appear to be no representative
Canadian surveys concerning the prevalence and level of alcohol consumption in pregnant
women generally or according to their social characteristics.

In the United States, there is national information concerning alcohol consumption and

pregnancy produced by the CDC Behavioral Risk Factor Surveillance Survey (BRFSS).

The prevalence of alcohol consumption in pregnancy has declined from 32% in 1985, 128

* "Heavy drinkers" were defined as consuming 5 or more drinks per occasion or an average of 2 or more
drinks per day, or scoring positive on the Michigan Alcoholism Screening Test score, or a having a
clinical diagnosis.7

T The group of 28 studies used by Abel’ to determine the FAS birth incidence among heavy drinkers
differs from the group of 35 used to calculate the estimated (western) world wide incidence, in that 13
studies were dropped and six others added. No explanation was provided.
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to 16% in 1991.36 Of the pregnant women surveyed by telephone in 1991 in 48
participating states, 0.3% were reported as heavy drinkers and 1.3% as binge drinkers,"
compared to 0.6% and 3% respectively in 21 states in 1988.12 Drinking patterns of
women of lower socioeconomic status would not be completely reflected in this telephone
survey.3® The U.S. 1988 National Maternal Infant Health Survey (NMIHS), using a
stratified sample of over 13,000 women with live born infants, found a higher prevalence
of any prenatal alcohol consumption (not necessarily at risk levels) in smokers,
Caucasians, and respondents in higher education and higher income groups.® A
somewhat different social profile of women who are heavier drinkers in pregnancy is
beginning to emerge in the United States, based on the same survey, but more information
is needed. The following results are unstable because of the small numbers of frequent
drinkers, and are limited in interpretation because binge drinking was not measured.>
Women with frequent prenatal drinking! were more prevalent among: respondents with
low income level, smokers, respondents of non-Caucasian race/ethnicity and those lacking
prenatal care.® A non-representational,b in-depth study of prenatal risk behaviours
conducted with women receiving services from an urban community health unit in
Saskatchewan found similar social indicators in those who were first trimester heavy
drinkers.!19 A disadvantaged ethnic group, Native Canadians, was disproportionately
represented among heavy drinkerst and significantly greater proportions of first trimester
heavy drinkers had inadequate housing and less education.!’% An additional characteristic
associated with heavy prenatal alcohol consumption, at least among low socioeconomic
urban women studied in the U.S., is relationship (domestic) violence.'® 28 Victims in one
study had twice the risk of heavy alcohol and illicit drug use.1

While there is some evidence heavy prenatal drinkers decrease consumption over the
course of pregnancy, 4> °! some do not. Heavy drinking throughout pregnancy presents
protracted, severe risk to the fetus.*? Continued heavy drinking in pregnancy and in
subsequent pregnancies will affect the prevalence of FAS. Later born children of alcoholic
women are at increased risk for anomalies and FAS.’ Prevalence studies conducted in

* The 1991 BRESS survey defined heavy drinkers as those drinking > 60 drinks during the preceding
month3® In 1988, heavy drinking was defined consuming an averge of two or more drinks per day.128 In
both cases, binge drinking was described as five or more drinks on one occasion in the preceding month,
All data were self reported in a telephone survey.

T Frequent drinking was defined in the NMIHS as six or more drinks per week during pregnancy. No data
was obtained on binge drinking.35 This definition unfortunately differs from the one used in the BRFSS
(see previous footnote), highlighting the general problem of lack of consistent definitions of alcohol
consumption levels, making comparison between surveys difficult.

¥ Heavy drinking was considered to be >7 drinks per week.
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Aboriginal/American Indian communities in British Columbia and the Southern U.S. have
shown averages of 1.3% to 1.6*118 children with FAS/FAE per mother of affected
children. Not unexpectedly, women who continue heavy drinking during pregnancy have
shown indicators of chronic alcohol problems, family histories of alcohol abuse, and
drinking contexts that include family members.!*® One unpublished clinic-based study
cited in a review of pregnant women's substance abuse*? described continued heavy
drinkers as older, black, with more stressful life events, and also more likely to use illicit
drugs.

Others have pointed out that there appear to be different correlates for drinking during
different stages of pregnancy; that there may be different predictors for those who change
patterns rapidly, gradually, or not at all; and that not much is understood in this regard.”
Present knowledge about heavy prenatal drinking highlights the need to be concerned with
the social factors that may influence alcohol teratogenesis, as described in the
multifactorial model postulated by Abel and Hannigan.

FAS does occur in all racial, ethnic and socioeconomic groups in which women consume
alcohol at abusive levels, but it appears to occur differentially within the limits of the
current state of FAS epidemiology. A higher incidence is reported among African
Americans (blacks)®® 126 and Aboriginal peoples.?>> ?7-38 For Abel and Hannigan,?
there is no convincing evidence to support a racial genetic predisposition to a higher risk
for FAS. May®® also found no evidence to suggest genetic influences in racial differences,
particularly with respect to American Indians, for either drinking behaviors or alcohol
metabolism. While biological susceptibility is a factor in teratogenesis, it is argued that
individual genetic differences are more important than population differences because
intragroup genetic variability is greater than intergroup variability.” 8 This reinforces the
view that social factors, such as socioeconomic status rather than race itself, are more
important variables in FAS expression.?

The magnitude of increased risk for ethnic and racial groups is debatable, given the limits
of current FAS epidemiology. With respect to African Americans living in areas
characterized by low socioeconomic conditions, Abel” has estimated an FAS incidence
rate of 2.29/1,000. This group is not representative of the total African American
population and cannot be generalized. The estimated rate for poor African American

* Calculated from Robinson et al.;118 22 children were born to 14 women.
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neighbourhoods, though, was nine times higher than the overall rate of 0.26/1,000 births
from Caucasian middle class studies.” Two population based surveillance systems, the
Metropolitan Atlanta Congenital Defects Program (MACDP) and the California Birth
Defects Monitoring Program (CBDMP) used active searches of hospital records for
children up to one year of age and found higher rates for blacks compared to whites,
between 1983 and 1988.126 In the MACDP, rates were 0.02/1,000 live births (whites)
and 0.37/1,000 (blacks), while the CBDMP reported 0.10/1,000 and 0.58/1,000 for
whites and blacks respectively. The question of detection biases possibly influencing these
results remains unanswered. The major source of MACDP FAS cases was a large inner-
city hospital, serving poor and uninsured patients,** again making it difficult to generalize
to the entire African American population, but highlighting socioeconomic discrepancies.
Using hospital diagnostic newborn discharge codes, Chavez et al.38 found a six times
greater newborn prevalence of FAS for blacks through the BDMP (0.6/1,000 compared to
.09/1,000 for whites) from 1981-86. However, the BDMP surveillance system is not
population based, may be nonrepresentative, and may be subject to selection and detection
biases of unknown degree.38

More relevant to Canada is the question of increased risk in Aboriginal populations.
Reported incidence and prevalence rates for Aboriginal people in Canada and the U.S.
vary substantially, as have the study methodologies. No prospective studies for this group
appear to exist;” 1 most studies are cross-sectional designs, surveillance results, or a
combination of both.?” Issues of selection and detection bias are frequently raised in
interpreting the data for Aboriginal populations.” 1% 2% 27-38 In Canada, a combined
FAS/FAE prevalence of 190/1,000 children under age 18 was found on one British
Columbia Reserve in 1984-85, with FAS comprising 14 of the 22 cases.!!® Another
study in the early 1980's,1* while methodologically flawed,? estimated a combined
FAS/FAE prevalence to be 46/1,000 native children for the Yukon territory and 25/1,000
native children for Northwest British Columbia, compared to 1/1,000 and 0.4/1,000 for
non native children, respectively. Unpublished birth defects registry surveillance data'®!
from British Columbia reviewed by others'® *7 is said to have produced an incidence rate
for native Canadians that was at least 10 times higher than the non Native rate reported for

the same period, 1973-1980.1° * However, the validity of this result was questioned

* Abel and Sokol1° reported that Wong'smlunpublished study shows a B.C. Native Canadian FAS rate of
4.7/1,000 (likely for Registered Indians only, they state most lived on reserve). Burd and Moffat?’ cite the
same unpublished results as reporting an incidence rate of 6.6/1,000 for Indians. Discrepancies also exist
between the non-Native Canadian rates cited in Abel and Sokol 's'® Table 1 (0.25/1,000) and their textual
discussion (0.4/1,000).
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because medical records were scrutinized differentially if maternal alcoholism was
noted.!® 27 If alcoholism in Aboriginal mothers was differentially recorded compared to
non Aboriginals, a biased estimate would result. In the U.S., FAS estimated incidence
rates varied among Southwest tribal cultural groups (1.4/1,000 for Navajo, 2.0/1,000 for
Puebld, and 9.8/1,000 for Southwest Plains Indians), with a total Southwest study area
culture-adjusted rate of 1.8/1,000 (adjusted directly according to the proportion of each
Indian tribal culture in the Southwest area).”® The nonpopulation based BDMP
surveillance generated a rate of 2.99/1,000 births for American Indians, using 9.3% of
Indian births (compared to 0.09/1,000 for Caucasians, covering approximately 20% of
births) from 1981-1986.38 Multiple-source surveillance efforts with medical record
verification of diagnostic criteria yielded a comparable minimum prevalence at birth rate of
2.1/1,000 live births for Alaskan natives .2! The Alaskan non native rate was not
calculated, because of under ascertainment.?! A pilot surveillance project (1987-1990)
covering four communities in the Aberdeen Area of the U.S. Indian Health Services
produced a rate of 3.9/1,000 live births, which is believed to be an underestimate with
incomplete ascertainment, leading to an estimated rate of 8.5/1,000 for the total eligible
study population.>! In eight Indian communities also in the Aberdeen Indian Health
Services Area (Iowa, Nebraska, North and South Dakota), medical record verification of
cases identified by ICD-9 code 760.71 found the rate of FAS to be 2.7/1,000 live births
from 1981-1992.15¢ This may be an underestimate in view of the code's low sensitivity.

The most recent critique?’ of studies involving Canadian Aboriginal or American Indian
populations recognized that increased FAS risk may exist, and is likely a significant
problem in the region or communities surveyed. As in another critique,?> Burd and
Moffatt?’ cautioned that generalizing increased rates to an entire population was
inappropriate without firmer comparative evidence, including similar case finding methods
applied to other communities and groups where risk is presumed low. Major population-
based prevalence studies have occurred only in native Indian communities.”® Clearly,
better epidemiological information is needed.

Understanding the socioeconomic, sociocultural and alcohol consumption risk factors that
might predispose Aboriginal groups to increased risk of FAS is important in order to
address the problem and guide prevention.?> Socioeconomic status must be considered a
risk factor for FAS when lower socioeconomic status is associated with increased risk for
infant mortality, low birth weight, poorer physical and emotional health, and disabilities in
general 41 66 70 It has, however, been a neglected variable in FAS research.® Low
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socioeconomic status affects both minority women and women in the dominant culture.
While the following discussion focuses primarily on Aboriginal ethnicity, low
socioeconomic status as a risk factor for FAS in all disadvantaged groups demands
attention.

Low socioeconomic status is a significant determinant because it represents a particularly
inequitable place in society's structure. For those in the structural environment of low
socioeconomic status, there are different life chances and unequal access to resources that
affect physical and mental health, such as good nutrition, adequate living conditions
(including reduced exposure to environmental pollutants), and satisfying work A1 Abel
and Hannigan's® model of alcohol teratogenesis incorporates some of these and other
related factors. For Aboriginal Canadians/North American Indians and African Americans,
low socioeconomic status is compounded by racism, and the discrimination and prejudice
it manifests, further limiting their life chances and access to resources.*! 160

"To the extent that ethnicity is related to occupational status and income and education,
then people of different ethnic groups will differ in their morbidity and mortality rates."4!
Aboriginal ethnicity is closely linked to low socioeconomic status in Canada. Many
Aboriginal people live below the poverty line and they have an unemployment rate of 25%
(twice the Canadian rate).%® They are more likely to live in inadequate, overcrowded
housing conditions (6 times more likely for Indians living off reserve, and 15 times more
likely for those living on reserve), have less post secondary education, and have a higher
proportion of single parent families (1.5 times the Canadian rate).5¢ Canadian Indian
women have lower average incomes compared to Canadian Indian men and Canadian
women. 1% All of these are indicators of social disadvantage, which can have a profound
impact on general health. Aboriginal Canadians experience higher stillbirth, perinatal,
neonatal and infant mortality rates than the general population,%® and have a lower life
expectancy.*! Their children and youth have higher mortality rates from injuries and
suicides than other Canadian children.®¢ Patterns of illness experienced by this group,
including infectious diseases, have been likened to those observed in poor Third World

countries. 4! 111

Alcohol abuse must exist for FAS to be expressed. An overall higher prevalence of
alcohol abuse by native peoples than in the general Canadian population appears to
exist,’> 127 and this suggests an increased risk for FAS may be present. It has been
pointed out that direct information on Aboriginal Canadians is very limited concerning
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alcohol consumption, alcohol-related problems, and the relationship of substance use to
factors such as age, gender, and socioeconomic status.1>® Representative data on alcohol
use and abuse during pregnancy in Canadian Aboriginal populations is lacking, as it is for
the general Canadian prenatal population. Therefore, only speculative inferences of
increased FAS risk can be made based on the data for women of childbearing age. Of
particular relevance is a comprehensive substance abuse needs assessment study
concerning Saskatchewan Registered Indians,> judged to be reliable and valid.'?” It
described high levels of alcohol abuse in Registered Indian women (no age breakdown
provided). About 26% of treaty Indian women abused alcohol;* 9% were binge drinkers,
4% had chronic alcohol abuse and 13% were problem drinkers. However, the lack of
standardized methods and measures make direct comparisons concerning consumption
and alcohol abuse with other groups very difficult. For example, around the same period,
2-5% of Canadian women aged 15-44 years were classified as heavy drinkers (consuming
> 14 drinks per week) in a national survey.”! Recent data from Alaska suggests pregnant
Native Alaskan women may have a higher prevalence of heavy prenatal drinking than non
Native Alaskans, if the findings for women of childbearing age extend to pregnancy.

The Saskatchewan Federation of Indians has related socioeconomic conditions to alcohol
abuse.>* A higher prevalence of alcohol abuse existed for Indians living on reserve, where
there are higher levels of unemployment, more social assistance recipients, and lower
levels of educational attainment.>* This finding lends support to the premise that
increased FAS risk is associated with lower socioeconomic status.

In Abel and Hannigan's model,? cultural factors potentially affect alcohol intake patterns,
which in turn determine the blood alcohol levels conducive to teratogenesis. Binge
drinking is believed to pose risk,” and is a pattern noted among North American
Indian/Aboriginal people.! 98 127 The pattern found in the Saskatchewan needs
assessment was of periodic consumption of relatively large quantities of alcohol, rather

than frequent use.>*

* Binge drinkers were defined as having occasional, but severe episodes of drunkenness or intoxication;
while problem drinkers have trouble with the law, fights, or family problems while drinking, and chronic
drinkers regularly consumed excessive amounts of alcohol which may or may not result in drunkeness or
intoxication.>* v

T The 1991 BRESS telephone survey (which excluded 28% of residents without phones) found twice the
proportion of American Indian/Alaskan native women of childbearing age (32%) reported heavy drinking
levels than non American Indian/Alaskan natives (15%).78 ‘
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May?8 argues both tribal culture and mainstream cultures exert influences on drinking
behavior, ultimately influencing the incidence of FAS and FAE among Indian people. At
the larger societal level, the loss of cultural identity in addition to socioeconomic factors is
believed to be a contributing factor in alcohol abuse among Aboriginals.>* Substance use
and abuse by Aboriginal people has been viewed as a coping strategy to deal with a
myriad of problems,(e.g. forced relocation, family breakdown, unemployment, social
pressure, etc.).!2” At a tribal cultural level, different incidence rates and different
FAS:FAE ratios in American southwest tribes have been observed, according to the level
of social integration (amount of individual freedom tolerated and conformity to social
norms) in different tribes.?®: %°

Cultural factors may influence other prenatal risk behaviours. Tobacco use is believed to
have special cultural significance for many Aboriginal people.!4® Prenatal smoking
interacts with alcohol consumption and is viewed as a factor promoting alcohol
teratogenesis.? There is a high prevalence of tobacco use in Canadian Aboriginal people
that theoretically may increase risk. Data from the 1991 Aboriginal Peoples Survey in
Canada shows 57% of women over age 15 years are current smokers (more specific age
breakdowns were not reported).!*3 This contrasts with the 31% of Canadian women in
the same age group who were identified as current smokers.”®> However, this comparison
is unadjusted for possible differences in age distributions. Additionally, the Aboriginal
Peoples Survey found the heaviest smokers were 4-6 times more likely to consume
alcohol four or more times a week, compared to non smokers.!43

FAS is the result of much more than a pregnant woman's problem drinking. In view of
what is known about the mortality, morbidity, and socioeconomic and alcohol abuse
indicators in Aboriginal people, it is most appropriate to consider that such a socially
disadvantaged group might experience harsher rates of FAS. However, cultural
heterogeneity and differences in socioeconomic factors exist within ethnic minority groups
viewed as having a higher risk. Given the variation in FAS rates among Aboriginal
communities previously presented, dealing with the sociocultural risk factors for FAS will
require a community and cultural focus.

2.3 Prevention of FAS

FAS and its main behavioural cause occurs in the social, physical, and economic
environments that affect both alcohol consumption and health in general.®? The prevention
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of FAS hinges on the prevention of alcohol abuse in women of childbearing age generally
and in groups that may have higher risks. There are several factors associated with heavy
alcohol consumption in pregnancy. Many of these factors are interrelated (smoking,
ethnicity, lower socioeconomic status and educational levels, other substance abuse, the
experience of violence in pregnancy). Other factors related to problem drinking in women
need to be explored (e.g. depression, low self-esteem, role related stresses, and sexual
abuse’’ ). While a discussion of the issues in FAS prevention exceeds the scope of this
review, two conceptual frameworks are noted. The first>? places FAS prevention
strategies, including education, within a broadly based health promotion approach, based
on the Ottawa Charter for Health Promotion.!>® It recognizes the role of inequities in
health and the social context of individual's lifestyles, as well as the need for community
action, policy development, and intersectorial collaboration in order to address health
issues. The second framework’® classifies prevention interventions according to three
target groups: 1) universal measures for the general population (raising awareness), 2)
selective prevention interventions for members of subpopulation groups known to be at
higher risk (e.g. identification and education of risk drinkers followed by planned
intervention) , and 3) indicated interventions for women who are known to abuse alcohol
while pregnant, or who are at risk of being pregnant. The strength of the first framework
is its emphasis on long term impact through addressing social conditions, while the
second framework concentrates on the immediate FAS prevention issues related to
identifying, counseling and treating risk drinkers in the preconception and prenatal stages.
Both approaches need to be considered, as research on prenatal risk behaviour (of which
alcohol consumption is but one part) shows that specific behaviours are not isolated, but
are interrelated and influenced by the life events and social stressors in the structural,
cultural, and psychosocial environments experienced by pregnant women.!10

2.4 Impact of FAS: mortality, morbidity, disability
2.4.1  Mortality

The limited literature on FAS mortality indicates that this condition appears to lead to
premature death in at least 5% of cases followed. The earliest report of mortality among
FAS-affected children concerned the small group of eleven patients first diagnosed with
FAS in Seattle, Washington.13° At least two of these 11 patients died, producing a case
fatality rate of 18% (vital status of one person unknown). This rate is very high compared
to the case-fatality rates in other larger clinical populations assembled in former West
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Berlin, Germany (4.2% in 72 patients!34), in west Scotland (5% in 40 patients!? ), and in
Saskatchewan, Canada (5.8% of 207 patients®?). An unpublished study by Wong,'®! that
has been cited by Burd and Moffatt?’ found a 5.6% mortality rate (12 deaths, including
one stillbirth) between 1973-1980 using data generated from British Columbia Health
Surveillance Registry.* The high rate reported by Streissguth et al.1> could reflect the
small study group and/or a greater severity among the very first cases ever recognized as
having a new and distinct clinical entity. Most of the Saskatchewan FAS deaths resulted
from congenital anomalies, primarily heart defects, although liver disease and systemic
infection each accounted for two deaths.%2 As would be expected with a large proportion
affected by congenital anomalies, most deaths occurred in early childhood, with 25%
dying before one year, and an additional 33% deceased between one and four years.52
Clinic-based case-fatality rates may be interpreted as underestimations, since some infants
with FAS and affected by severe cardiac anomalies would not survive to be referred or
diagnosed in special developmental disability clinics. Interpretation of the North American
data is complicated by the disproportionate representation of Aboriginal persons in the
study groups. The Saskatchewan data revealed 12 observed deaths (most related to
congenital anomalies), compared to the 6.71 that were expected, using Registered Indian
age-specific mortality rates to calculate the expected number of deaths.5> The increased
mortality observed in that study cannot be solely explained by factors associated with
racial identity or ethnic minority status. It was noted that the two most recent and largest
groups studied for extended periods of time in Canada,5? (mostly Aboriginal patients) and
Germany!?* (non Aboriginal patients) have produced very similar results with respect to
mortality. As Habbick et al.5% pointed out, the potential for increased death rates from
injury as a consequence of the behavioural problems associated with FAS may push the
case-fatality mortality even higher as more study group members enter higher risk age
groups.

2.4.2  Morbidity

As a developmental disability,” FAS is a collection of impairments resulting in altered
growth, and impaired physical, intellectual and behavioral functioning. The following

* It is not clear as to whether or not the mortality rate quoted by Burd and Moffat?” is specific to the
Indian population studied by Wong.161
T A developmental disability generally means a clinical disorder or disease that causes disability beginning

in early life and requires supportive services.} 14 A more specific definition , used in the analysis of the
US National Health Interview Survey — Child Health Supplement is " a chronic condition ongmatmg in

childhood, manifested as physical, psychological, cognitive or speech impairments." n24
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discussion describes the illnesses, impairments and disability that might be produced by
FAS, with emphasis on conditions and factors that would be expected to result in hospital
morbidity. Sources for the reported prevalence of certain conditions include the studies of
FAS clinical populations, the literature comprehensively reviewed by Abel,® and
information on 550 cases also identified in the literature and compiled by Abel.® These
methods might be afflicted by selection biases, and may reflect a greater severity of FAS
among those patients studied.

2.4.2.a Prenatal and postnatal growth retardation

The diagnostic criteria for FAS specifies the presence of prenatal and/or postnatal growth
retardation, with weight and/or length or height < 10th percentile when corrected for
gestational age.13? Prenatal growth retardation may result in low birth weight. Examining
the problem of low birth weight among infants with FAS is complicated by the need to
estimate gestational age, as alcohol-abusing mothers often do not receive prenatal care.b
There is considerable difficulty in obtaining accurate information about birth weights and
gestational ages retrospectively from caregivers at the time a child with FAS is presented
for diagnosis, as this information may be lost as the child experiences multiple caregivers
and/or foster care.” Information on birth weight was available for only 50% of the
Saskatchewan study population, and of these, 63% weighed <2500 grams.? Abel® found
77% of all FAS cases he reviewed (n=383) had low birth weight (<2500 g), with 2100 g
as the median birth weight. The proportion of very low birth weight infants (<1500 g) for
Abel's case series was not reported. Fifty-three (53) percent of term cases weighed
<2500 g.6 Research by Hymbaugh et al.,”’ concerning American Indian children is cited
by Aase? ( a co-author), who reported 70-75% of children with FAS have prenatal growth
retardation. Low birth weight is significant because it is a major contributor to infant
mortality, especially neonatal mortality, and because it is associated with morbidity in
infancy and childhood.3% 191, 102 [ ow birth weight and its associated problems can
require treatment in special care or neonatal intensive care units. Low birth weight may
have significant impact on hospital utilization in children with FAS, but there is no
information specific to that group.

Dr. B. Habbick, personal communication.
f Unpublished information obtained from FAS database, Alvin Buckwold Child Developmen Program,
Kinsmen Children's Centre. Information on gestational age is not available in the database.
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Postnatal growth in young children with FAS usually parallels the normal growth curves
for the three diagnostic parameters, provided the children are in stable environments and
are given appropriate nutrition.” Factors identified as complicating poor growth include
feeding problems resulting from CNS damage, manifest as poor sucking responses and
disinterest in feeding; caretaker neglect; and other causes of failure to thrive.” Altered
growth patterns and nutritional problems in the earliest years could result in hospitalization
for investigation and treatment.

Growth outcomes in adolescence and adulthood were examined in two clinical follow-up
studies. While overall height and weight in older patients appeared to remain affected
when compared to the population means,'#® a tendency toward catch-up growth (even in
those severely affected by FAS) also has been reported,'3> especially for weight in
adolescent females.!35: 148 Microcephaly persists into adolescence and adulthood. 3% 148
This implies that catch-up growth of the brain cannot be expected.!3> Sexual maturation
appears unaffected by FAS.134 148

2.4.2.b Congenital Anomalies

Several congenital anomalies have been found in higher prevalence in FAS patients
reviewed in the case literature and in clinical populations, than would be expected in the
general population.” Some anomalies are serious, and require investigation and treatment
in hospital settings. Aside from the hospital morbidity they produce, the affected
individual may be confronted with functional limitations and disabilities.

The characteristic face in FAS is defined by the presence of several minor anomalies (e.g.
shortened palpebral fissures, flattened philtrum, hypoplastic mid face, thin upper lip),132
that are not a significant threat to physical health and well-being. Facial appearances tend

to normalize with maturity.134 148

Other craniofacial anomalies and problems that are more significant in terms of morbidity
have been identified in patients with FAS. They include cleft palate and abnormalities of
the eyes and ears. These are not uniformly expressed in FAS, but will account for some
inpatient hospital morbidity because of their surgical treatments. The prevalence of cleft
palate in FAS patients is estimated to be around 7-9%, based on the case literature and two

* See Abel and Sokol 1€ for selected comparison rates, and Lowry and Anderson-Redick”? for an overview
of specific congenital anomaly rates in Canada, the United Sates, European countries and Australia.
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European studies reviewed by Abel.® The Saskatchewan study population has a similar
prevalence (6.8%).” Ptosis has ranged from 9%-38% and strabismus, from 27%-56%, in
reports of FAS patient groups reviewed by Abel.5 T Cataracts may also occur.® Recurrent
serous otitis media, a condition that may be surgically treated, is believed to be a frequent
health problem in children with FAS, based on a number of small clinical patient groups.$
There is some speculation that the etiology is related to structural abnormalities.® A recent
study of 36 children with FAS found 61% had conductive hearing loss related to serous
otitis media, while 6% had sensorineural hearing 1oss.12% The proportion of the study
group requiring surgical intervention was not reported.

Serious cardiovascular anomalies, requiring inpatient investigation and treatment, are
frequently reported in children with FAS. The estimated prevalence for congenital heart
defects in clinic-based patient groups range from 22 - 41%.5 Abel® points out that many of
these studies had a particular focus on cardiac problems. His own estimate based on the
case literature is 18%. In longitudinal studies, a wide range also exists. Habbick et al.5?
reported 16.4% of 207 FAS patients in Saskatchewan experienced cardiac defects, while
Spohr et al.134 reported 31% of 72 patients recruited through pediatric clinics, institutions,
foster homes and private pediatric practices had cardiac anomalies. Ventricular septal
defects followed by atrial septal defects are believed to be the most common defects, with
pulmonary stenosis, patent ductus arteriosis, aortic stenosis and Tetralogy of Fallot
appearing less frequently.® Surgical intervention is indicated for some moderate and large
ventricular septal defects,? large atrial septal defects,!!> patent ductus arteriosis not
closed with indomethacin therapy,?® almost all cases of coarctation (stenosis) of the
aorta, 2% and all cases of Tetralogy of Fallot.164 Not only are cardiac defects potentially
important in terms of hospital morbidity, but they are currently believed to be the major
cause of mortality in persons with FAS.52 Tt is possible that cardiac defects in FAS may
account for even more hospital use than can be shown in this study because some infants
with FAS and heart anomalies will not survive long enough to be diagnosed with FAS.

Neural tube defects can cause functional impairment and disability. It is believed that
approximately 2.5% of people with FAS have these conditions,® and almost all will
require some surgical intervention and/or rehabilitative care for related problems such as
hydrocephalus, impaired bowel and bladder functioning, and impaired mobility. While

* Unpublished information obtained from the FAS database.
T Ptosis was present in 7.7% of the Saskatchewan FAS study population (unpublished information
obtained from the FAS database.). Information on strabismus was not collected.
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likely not a significant contributor to overall hospital morbidity in Saskatchewan FAS
patients because of the relatively low prevalence,” neural tube defects challenge the
affected individuals and families. While not a congenital anomaly, cerebral palsy is
another disabling abnormality believed to be associated with FAS. It has been found in
8%-10% of FAS patient groups reported in the literature.® Six percent of the present
study group were affected.

Other anomalies have been identified in FAS patients. About 5%'3* to 10%5 of FAS cases
have renal or urogenital anomalies, such as hydronephrosis, hypoplastic kidney,
obstruction of the uteropelvic junction, hydroureter and hyposadias. Liver abnormalities,
while rarely reported in FAS patients® are particularly relevant to this study, since 3 cases
of severe liver disease were previously identified in this study's population,®* and
accounted for 17% of the 12 deaths in the total FAS cohort.5? The musculoskeletal system
also may be affected in some children with FAS.® Anomalies, most of them minor, were
identified in 18% of the case literature.® An undetermined proportion of those with FAS
might require surgical intervention for camptodactyly, clinodactyly, congenital hip
dysplasia, and hernia repair. The reported prevalence of hernias (umbilical and inguinal) in
FAS patients ranges widely, from 3.35 - 25%.5 About 3% of the Saskatchewan study
population was noted to have inguinal hernias.

2.4.2.c Altered immune function

It has been suggested that FAS may be accompanied by altered immune processes,
possibly increasing problems with infectious diseases.® Significant deficiencies in cell-
mediated and humoral immune response parameters were observed in a small group of 13
children with FAS when compared to age-matched appropriate for gestational age and
small for gestational age control groups.®? Many of the experimental group had histories
of serious infections, and it is not clear if the FAS patients were selected on the basis of
their infectious disease histories. There is at least one other report of increased
susceptibility to infectious diseases in the first two years of life, but the measurement
technique was not defined.!#! A review of literature on altered immune functioning in
FAS concluded animal evidence exists for a direct teratogenic effect from prenatal alcohol
exposure, likely involving the interconnected regulatory functions between the nervous,

* Only one individual in Saskatchewan FAS study population was identified in the FAS database
(unpublished information) as having a meningomyelocele (with hydrocephalus). Another two were
diagnosed with hydrocephalus, etiology unspecified.

T Unpublished information obtained from the FAS database.

26



immune and endocrine systems.® A possible eventual increased morbidity for cancer and
autoimmune conditions is speculative.¥? More information is needed on possible immune
effects from alcohol teratogenesis.

2.4.2.d Injuries

The risks of unintentional and intentional injury in children and youth with FAS have not
been described in the literature. Evidence from the 1988 U.S. National Health Interview
Survey indicates that preschool children (but not older children) with developmental
disabilities have significantly higher rates of injuries than unaffected control children.>? It
is plausible that behavioural characteristics (such as failure to consider consequences,
attentional deficits, and judgment problems!“®) and emotional disorders (depression and
anxiety'42) observed in people with FAS may predispose them to injuries.

2.4.2.e Alcohol problems

It is generally accepted that children of alcoholics have a higher risk of alcohol abuse, due
to genetic and environmental influences.!® 3% 163 People with FAS may be affected
likewise. Alcohol and drug problems were recently reported in approximately 30% of 253
adolescents and adults with FAS and FAE.!*® In addition to physical and psychiatric
problems associated with alcoholism, other types of alcohol-related hospital morbidity
might eventually emerge in people with FAS. The role alcohol plays with respect to injury

morbidity and mortality is well established in the general and Aboriginal populations.!?”
129

2.4.3  FAS as a developmental disability: intellectual and behavioural impairments

The central nervous system damage in FAS manifests as intellectual and behavioural
functioning deficits, that appear chronic in nature and result in developmental disability.
Complicating the assessment and the treatment of these deficits are the unstable care giving
and/or poor socioeconomic environments that many FAS-affected people have
experienced.”® While a comprehensive discussion of the literature with respect to
intellectual and behavioural functioning in FAS is beyond the scope of this review, some
of the specific deficits and problems in intellectual and behavioural functioning are
outlined below. It should be noted that the clinical follow-up studies of Streissguth et
al.,!48 LaDue et al.3” and Habbick et al.®3 examine intellectual and behavioural outcomes
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in FAS patients primarily of North American Indian/Aboriginal descent. Studies by Spohr
et al.13* 133and Steinhausen et al.1? provide information on patients in Berlin, a
substantial proportion of whom had received institutional care. Sphor et al. 1** report
40% of their study population were institutionalized at the first assessment, with 22%
receiving such care at the last follow-up. In 1996, Streissguth et al.1*° described the
primary disabilities (directly related to central nervous system dysfunction resulting from
FAS) and secondary disabilities (problems a person is not born with that are presumed
modifiable) of a large (n=415) clinic-based study group of FAS/FAE patients from age 6
to 51 years. There were 155 FAS patients in the secondary disabilities component of the
study. Secondary disabilities were categorized as mental health problems, disrupted
school experience, trouble with the law, confinement, inappropriate sexual behaviour, and
alcohol/drug problems. The racial and ethnic composition of that study was primarily
white (60%); with 25% of Native American ethnicity, and 7% black.

Intellectual functioning is often adversely affected in FAS. There are several reports of
mean intelligence quotient scores (IQ) scores in the 60's for people with FAS.% 6379, 148
An IQ score of 55-69 is considered diagnostic for mild mental retardation.®® There is
considerable range in IQ scores expressed in clinical patient groups, including results
indicative of severe mental disability (IQ 20-34) up to low average-average functioning
(IQ 80-115).63. 134,148 1 Saskatchewan, 59% of people with FAS were known to have
1Q scores <70 (information was not available for 43 of 207 persons).®? Similar results
were shown by Streissguth's et al. study of 61 FAS/FAE patients.!*® Streissguth's et al.
study of primary disability in 178 persons with FAS, ranging in age from 3 to 51,
reported a higher mean IQ of 79 (in borderline range), with 27% having 1Q scores of 70
or lower.#® 1Q scores have appeared stable from childhood into adolescence!34 152 and
adulthood.132

Most FAS-affected people in follow-up studies appeared to need support to function in the
education or work environment. In Saskatchewan, educational information was available
for half of the study group, and 75% of these persons required special education
services.®3 Streissguth et al.148 found 61% of 47 adolescents and adults with FAS/FAE
were receiving special education services or were in sheltered workshops. When
standardized mean scores were examined in the disabilities study, lower academic
achievement was observed than might be expected, given the mean IQ score.!*® The
school experience itself has been found to be marked with suspension, expulsion or
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withdrawal from school for 60% of the 250 people with FAS/FAE 12 years and older in
the same study.!*?

The Institute of Medicine Committee to Study Fetal Alcohol Syndrome found data on
behaviours and psychosocial functioning in FAS to be based primarily on case reports and
clinical studies, thus limiting the ability to draw firm conclusions.”® Many behavioural
deficits that have been described in people with FAS and others with Alcohol-Related
Effects may emerge at different developmental stages.

As reviewed by others,”® the newborn period may be complicated by alcohol withdrawal
symptoms and sleep disturbances, and infancy may be marked by failure to thrive,
developmental delay, and regulatory problems.

Preschoolers with FAS may sometimes exhibit an excessively socially outgoing nature. 5!
Developmental delay including language problems become apparent.14% 151 A
comprehensive review of communication disorder research in FAS-affected children
found both delayed language development and socially dysfunctional communication
skills.!! A general impairment in the ability to communicate effectively occurs even in the
presence of adequate verbal language production, and probably persists into adulthood.!!
Preschool children may begin to exhibit attention-deficit hyperactivity disorders (ADHD)
that continue at least through adolescence.14?

In school age children, attention-deficit behaviour indistinguishable from classical
attention-deficit disorder has been shown,!!® and together with social relationship
problems, are frequent, major behavioural problems reported by both parents and
teachers.!4? Information on the prevalence of ADHD diagnoses is found in specific
clinical populations with FAS, but they may be affected by selection biases. Small clinical
subsamples (n=28-33) were followed for differing periods from preschool through
adolescence in Berlin, and hyperactivity disorders were found in about half of each sample
group.!#2 Of the 207 people comprising the Saskatchewan FAS study population, 32%
were diagnosed with attention-deficit and/or hyperactivity disorders.5®> The latter may be
an underestimate of the prevalence of this disorder, since this population is cross-sectional
in age, and some patients would be too young for these conditions to manifest and be
recognized.
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In adolescents and adults, the literature focuses on social behaviour problems. Using the
Vineland Adaptive Behaviour Scale, Streissguth's et al.!*8 clinical follow-up study of a
group primarily composed of American Indian patients found evidence of poor social
adaptation in all three areas measured: daily living skills, communication, and
socialization. The cultural appropriateness of this measurement instrument for the study
group was not discussed by the authors. The mean age of the study participants was 17
years, yet the mean functioning was much lower — at a seven year level. Streissguth et
al.1*? recently reported that for 145 people with FAS, results for the Vineland Adaptive
Behaviour Scale were low relative to the patients' IQ scores.

Maladaptive behaviours, including poor concentration and attention, dependency,
stubbornness, social withdrawal, crying or laughing too easily, impulsivity, and periods
of high anxiety were described as affecting almost all patients in the first North American
follow-up report of adolescents and adults.1*® Others following FAS patients in the
German culture used different measurement instruments and reported similar behavioural
concerns — conduct”™ and emotional disorders, problem behaviour affecting social
relationships, and in some cases, delinquent behavior.142

Streissguth!4> reviewed the published reports3® 142 concerning psychiatric morbidity in
FAS. Saskatchewan investigators reported at least 17 of 207 FAS patients (cross-sectional
in age) at some point had evidence of psychiatric symptoms — two with depression, eight
displaying psychotic features and seven with autistic behavior.®> Mental health problems,
broadly defined, were reported by caregivers for almost all (90%) of the secondary
disability study group (n=415). 14° Forty percent of adolescents with FAS/FAE (age 12-
20 at the time of the interview) in that study had experienced depression, 20% had had
psychotic symptoms, and about 13% had attempted suicide. The prevalence and impact of
psychiatric morbidity among people with FAS may be substantial.

The behavioral characteristics of people with FAS must be considered in the context of
their social environment, regardless of the degree to which alcohol teratogenesis or
environment is responsible for specific behaviours. Children of alcohol and other
substance abusers are vulnerable in several respects. Parental alcohol and other drug abuse
is a known risk factor for child neglect and abuse for the reasons discussed by Bays.18
Large proportions of 92 adolescents with FAS/FAE were retrospectively reported by their

* A conduct disorder generally means "(in psychiatry) a behaviour in an adolescent that is unacceptable in
the social environment and could be considered criminal in an adult,"1%°
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caregivers to have experienced neglect (86%), physical abuse (52%), and sexual abuse
(35%).87 Having experienced violence (physical or sexual abuse, or domestic violence)
was identified as a risk factor for the occurrence of several secondary disabilities in people
with FAS/FAE, particularly for inappropriate sexual behaviour.!#

Most of the patients with FAS/FAE followed by Streissguth et al.,!*® were very similar
to other clinical populations of FAS patients %3 133 in that they had experienced family
instability to the extent that approximately three quarters were not in the care of at least one
biological parent. May et al.? also found 73% of the 115 children with FAS/FAE living
in the southwestern US Indian reservations they studied were in foster care. Many people
with FAS have lived in multiple home environments, with many different caregivers.5*
148 The magnitude of the impact on behavioural, social and overall mental health
functioning from living in homes with alcohol abusing parents, abuse and neglect,
multiple placements, multiple caregivers, and adaptation to foster care and for some,

eventual adoption (or institutional care as in the Berlin studies) is undetermined.

In summary, FAS has many consequences for the affected individual. Morbidity in FAS
is complex. Evidence exists that physical health problems, reduced co gnitive functioning,
behavioural deficits and maladaptive behaviours may coexist in varying degrees on an
individual basis, with significant accompanying disability. FAS has a profound meaning
for the affected individual throughout the life span, that is only beginning to be described,
as the first individuals diagnosed now enter adulthood. In a general sense, disability
impacts on many spheres of an individual's life, including the ability to learn, to
participate in educational and recreational activity, to fulfill social roles, and to achieve
independence from parents and caregivers.% There is evidence the current prognosis for
independent functioning into adulthood is poor.*® Anecdotal evidence®” %6125 suggests
that coping resources are maximally taxed in families caring for FAS-affected members,
and that greater, more accessible support is needed.

2.5 Social impact of FAS: education, social services and criminal justice sectors
With the long term follow-up studies, an awareness of the impacts of FAS on society, and
particularly its service institutions is emerging. The major human service sectors affected

include the health care, education, social services, and the criminal justice systems. An
overview of the impacts in these systems begins with the nonhealth sectors. A
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comprehensive discussion of the range of services needed and problems in providing and
receiving services is beyond the scope of this review.

Almost all individuals with FAS will encounter the educational system. As previously
discussed, long term follow-up studies® 148 have shown special education services are
required by the majority of clinical patients with FAS. It also has been shown that learning
and behaviour problems can co-exist with higher cognitive functioning in FAS-affected
persons.3”- 148 However, early intervention and special education services in some
jurisdictions may be denied if certain criteria are not met (such as an IQ score >70).%> ™
Noneligibility of services has serious implications, since receiving special developmental
disability services including case management, job placement, and shelter, appeared to
protect against the occurrence of secondary disability.!*’ People with FAS appear
underserved in terms of research into the specific impairments and deficits produced by
FAS, and in terms of effective educational interventions specifically designed to meet
affected children's needs.>> 7% 145 Streissguth believes that educational programs
designed for people with other developmental disabilities, such as Down Syndrome, are
not as successful with people with FAS.14> She asserts that her clinical research supports
a highly structured educational environment for adolescents with FAS focused on job-
skills and social-skills training with supervised work placements.!46 Together, these
points suggest that the present and future impact on the educational and social service
systems is significant in terms of providing, developing and evaluating effective services
from the preschool period through to early adulthood, not only for those with FAS, but
also for others with Alcohol-Related Effects.

Based on the clinical follow-up studies,®® 134 148 many people with FAS and their
families become involved with the social service system. This is expected given that
alcohol and other substance abuse is a major factor in child neglect and abuse'® 3% %4 In
the Saskatchewan FAS study population, 72% had received foster care at some point,
with many having multiple placements.53 Streissguth et al.!*® found that by age 6 years,
64% of study group for whom accurate information was available (45 of 61 members)
were no longer in care of their biological mother. It is possible that entry into foster care
may be a factor influencing referral to clinical settings, and hence inclusion in the
aforementioned study populations. However, the follow-up studies cited above have
illuminated the significant role foster care plays for some, if not most, children with FAS.
The reasons why children with FAS enter into foster care and the patterns of the care they

receive have yet to be comprehensively analyzed and reported. Adoption is another impact
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of FAS. In North American follow-up studies of clinical populations®® 148 at least 18% of
persons with FAS were adopted.” U.S. child welfare agencies (social services) report
increased difficulties in placing children for adoption who were prenatally exposed to
alcohol and other drugs, compared to nonexposed children.*> This factor together with
adoption policies discouraging transracial adoptions may affect the proportion of people
with FAS who will ultimately require long term foster care.

In addition to foster care, other support services are in the domain of the social services
sector. These include child protection interventions with alcohol abusing parents suspected
of abuse or neglect, respite care for family caregivers burdened by the demands of
multiply disabled FAS members, the provision of continued supportive, sheltered living
arrangements and employment opportunities, and income supplementation over the life
span of persons with FAS. Parental alcohol and other substance abuse is an increasing
reason for child and family involvement with child welfare agencies in the U.S. and a
source of strain on service delivery.*> Demands on social services resulting from FAS and
Alcohol-Related Effects may be substantial, and their impact warrants further
investigation.

Anecdotal evidence has suggested a disproportionate number of people with FAS may
encounter the criminal justice system as a result of offenses stemming from behaviour
problems.*3 80 The secondary disabilities study reported that 60% of that clinical sample
age 12 and over with FAS/FAE had experienced trouble with the law, including having
had trouble with police, charges or convictions.!*? Conclusions respecting the scope and
magnitude of the impacts in the justice system in Canada await study.

2.6 Health care system impact: inpatient hospitalizations

People with FAS and their families usually will encounter the health care system, given
the complex array of physical, psychosocial and developmental problems that may
present. Health care utilization by people with FAS and their families may extend over a
broad range of health care services, delivered in acute care and community settings, and
involving physicians, surgeons, nurses, psychologists, speech and language pathologists,
physical and occupational therapists, dentists and social workers. There are no known

* Only 8% of patients with an FAS/FAE diagnosis who were seen at the University of Minnesota

Hopsital and Clinic were adopted.33 However, this data was obtained through chart reviews of 46
patients, without an attempt at systematic long term follow-up.
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reports describing health care utilization by people with FAS. Hospital treated morbidity
and utilization information is relevant because it contributes to an understanding of the
effects of FAS, particularly the burden of illness experienced by persons affected by FAS
and its impact on the health care system.

2.6.1 Hospitalizations in other special groups

Children with FAS form subsets of unknown proportions in other nonmutually exclusive
special groups that are found to experience increased risk of hospitalization — Aboriginal
children,5%- 85 developmentally disabled children,2* 13! persons with low birth
weight,103. 104 children in foster care,!>3 and children of alcoholics.3?

The extent to which children with FAS are "sicker" than children in both the general
population and Aboriginal population, and use inpatient hospital care, is unknown.
Saskatchewan children with Registered Indian status in all age groups are known to have
higher hospital separation rates than Saskatchewan children in general (risk ratios ranging
from 8.2 for children <1 year to 2.3 for those age 5-14 years).5? Hospital separation rates
for children of one southern Alberta tribe, the Blood Indians, were higher than for other
Alberta children, using analogous provincial hospital claims data for the same period (mid
1980's).%5 Higher average lengths of stays were noted for Saskatchewan Registered
Indian children except in the <1 year group,% while Blood Indian children in Alberta had
consistently higher "number of patient days" rates.?> Increased hospitalization rates signal
increased morbidity. The role of social factors associated with poverty and poor living
conditions must be considered as underlying reasons for increased rates.® 8

With respect to the studies of disabled children, the one most relevant to FAS appears to
be a major U.S.* population-based interview survey reported by Boyle et al.,* covering a
range of developmental disabilities. This 1988 study found U.S. children (under 18 years)
with developmental disabilities had significantly more hospital episodes than those without
disability in the previous one year period, and that hospital episode rates increased with
the number of disabilities. Children with three or more disabilities experienced 12.7 (s.e.
3.2) hospital episodes per 100 children, compared to those with no disability, who had
4.0 (s.e. 0.2) hospital episodes per 100 children. FAS was not delineated as a separate
category of developmental disability, although two of the categories used in the analysis

* Health service utilization characteristics of disabled children under 15 reported in the Canadian 1991
Health and Activity Limitation Survey were limited to the use of medications and technical aids.140
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describe problems shared by many children with FAS — 1) delayed growth and
development® and 2) emotional and behavioral problems. Both groups experienced
significantly higher rates of hospitalization and length of stay compared to unaffected
children. Those with growth and development problems had at least four times the
hospital episodes and patient days, while those with emotional/behavioural problems had
at least twice the hospitalizations and four times the patient days. While not directly
generalizable to children with FAS, the results suggest children with FAS also might have
increased hospitalization rates. However, neither parent-reported developmental
disabilities nor hospital episodes were confirmed by other sources, and the types of
morbidity experienced by different age groups was not described. The study was set
within a non-universal insured health care system in which financial barriers to care might
exist.

A large proportion of infants with FAS will have low birth weight, as previously
discussed. Infants with low birth weight have twice the risk of hospitalization (after the
newborn stay) compared to normal weight infants in the first year of life, and those of
very low birth weight have at least four times the risk, as shown in a large random sample
(n=4,989) drawn from 1979 birth registrations in eight U.S. regions.!%® Data were
obtained from parental interviews. An increased risk of hospitalization remains for very
low birth weight children at early school age (odds ratio 3.47; 95% confidence interval
1.46 to 8.25).19% As would be expected, the presence of moderate to severe anomalies or
developmental delay was found more often in all infants rehospitalized in their first year,
but more often in all low birth weight categories.!% These findings suggest that the
hospital morbidity experience of people with FAS also may be increased.

Children with FAS often receive foster care. As reviewed by others,5 children in foster
care have more acute and chronic health problems than other children, including
emotional, behavioural, and developmental problems. They would be expected to
experience more hospital-treated morbidity. Recently published studies using Medicaid
claims data from the U.S. concerning children in foster care have produced mixed results,
but nonetheless indicate children in care have elevated hospital utilization indicators. Data
from Washington state showed that children in continuous foster care for at least one year
were hospitalized twice as frequently as the comparison group (10% vs. 5%).°* Both

* No survey question dealt specifically with mental retardation as a developmental disability, and the
category "delayed growth and development" was used to capture data on children with mental retardation

and profound developmental disorders, although some mildy retarded children were likely missed.24
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groups were covered by Medicaid benefits. Another study did not detect a difference in
hospitalization rates for children in foster care (adjusted for variable lengths of time in
care) when compared to other California Medicaid recipient children, but increased
average lengths of stay and higher costs per hospitalization for children in foster care were

apparent.®

Limited research examining health care utilization by families of alcoholics is available and
has been reviewed by others.>® One study dealing specifically with children's
hospitalization rates and hospital morbidity, sponsored by the Children of Alcoholics
Foundation® is generalizable only to those with employed parents receiving private health
insurance benefits. Using Philadephia Blue Cross claims data covering 1984-1986,
children with an identifiable alcoholic parent had hospitalization rates 24% higher than
other children (from birth to age 23) over a three year period. They also experienced
higher average lengths of stay and greater costs per hospitalization. It is important to note
the way the hospital admission rates were derived. Rates were expressed as
hospitalizations per 1,000 subscribers (all persons, including adults, covered by the
benefit plan) for households with or without an identified alcoholic adult member, and not
per 1,000 children of alcoholics or non alcoholics. Accurate enumeration of the two
populations of children was not possible.?? Therefore, the rates from the Blue Cross data
will not be directly comparable to results that might be obtained in other studies using
denominators reflecting the exact population studied. Children of alcoholics experienced
significantly higher proportions of admissions than comparison children for diagnostic
categories covering mental disorders, substance abuse, and injuries.>® The extent to
which children with FAS share similar morbidity or utilization with other children of
alcoholics is unknown. Interpretation of any such comparisons is complicated by the
undetermined influence of an alcoholic home environment on hospital treated morbidity in
children of alcoholics. Most FAS persons in clinical follow-up studies®3 13> 148 are not
reared by their biological parents, while children in the Philadephia study group®® were
dependents of employed parents. Also, it must also be noted that the results for the
children of alcoholics®® more accurately describes children of alcoholic fathers, since only
25% of the 589 total hospital admissions in the study group were attributed to children of
alcoholic mothers.
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2.6.2  Possible impacts

The breadth and complexity of the morbidity previously described indicates that people
with FAS, especially infants and children in a clinical population, might experience a great
burden of illness and substantial inpatient hospital treatment. However, no descriptive
work exists in this area. The causes of hospitalization in children with FAS are undefined.
While none of the studies on developmentally disabled children or children in foster care
are generalizable to children with FAS, their results suggest that children with FAS may
have increased hospital utilization compared to children in the general population. At issue
is whether or not children with FAS experience more hospitalization than the present study
population's predominant ethnic group, which is known to have an increased risk of
morbidity and mortality.

2.7 Economic impact of FAS

The published estimates of the costs of FAS that were reviewed all concerned the United
States, and were derived using two major approaches: 1) calculation of annual costs” 1%
67.117 and 2) lifetime costs.6”- 12! For annual costs, the methodology employed in each
estimate has differed, (including the incidence rates and cost components used), yielding
wide-ranging results.22 Costs have been classified as direct (payments are made) or
indirect (resources are lost).11® Conservative annual direct costs for FAS in the U.S.
were estimated at $74.6 million in 1991 by Abel and Sokol.!? They used an estimated
incidence of 0.33/1,000 live births and considered direct costs of medical and surgical
treatment of low birth weight and the major birth defects associated with FAS, and
institutional care for some severely affected persons up to age 21. Rice et al.}17 used Abel
and Sokol's® previous work (incidence rate 1.9/1,000), and extended the use of
institutional care beyond age 21?2 to derive an annual prevalence-based treatment cost of
$1.116 billion for 1985. Harwood and Napolitano,%” included special education services,
a range of supportive care for those with mental handicap and the indirect costs of
workforce productivity losses, in addition to the direct health care costs for the major
FAS-related morbidity. Their most conservative estimate used an incidence rate of 1/1,000
and totaled the direct and indirect 1980 annual costs as $1.937 billion.

Bloss?2 asserts that the lifetime cost for a single case of FAS, and not national annual
costs are most relevant to FAS because they can be applied to prevention policy. Lifetime
direct costs for a case FAS care were estimated in 1980 by Russell,!?! and five years later

37



were substantially expanded by Harwood and Napolitano®’ to include both direct (health
care, education, and supportive care for the mentally handicapped) and indirect costs (lost
productivity due to mental handicap). The lifetime societal economic cost for a case of
FAS in 1980 was estimated at $596,000, reduced to $163,000 when discounted at 6%.57
In other words, $163,000 would need to be invested at 6% in 1980 to meet the lifetime
cost or expected economic loss to society from one case of FAS. As expressed by
Harwood and Napolitano, "...society could realize a positive net return from a program
that spent up to $163,000 per prevented FAS birth."” It is the potential use of lifetime
cost estimates in assessing the cost-benefit of prevention policies and efforts aimed at
reducing FAS cases that leads Bloss?? to conclude that major prevention efforts could be
justified on economic grounds.

There are several limitations in the interpretation of cost estimations for FAS. Their
applicability to Canada is questionable since some of the assumptions about health care
and institutional care may not apply. The lack of sound population-based incidence data
for FAS hampers both the interpretation of the validity of the estimated annual costs and
any assessment of the economic cost-benefit of specific prevention initiatives. Setting
aside the validity of the incidence rates, all of the estimates may well be described as
conservative, as none of the estimates have considered the broad range of cost
components that have been outlined by others.”® 116 Within the health care sector, the
core direct costs of morbidity have been necessarily restricted to surgical correction of
anomalies and care of low birth weight infants in the absence of information concerning
other types of morbidity and actual use of health care services by patients with FAS.
Within the nonhealth sector, the related direct costs relevant to FAS would include foster
care administered by social service agencies in addition to educational programs and
supportive living arrangements. Related costs may be incurred within the criminal justice
system directly, and indirectly for victims. As well, the direct and indirect costs borne by
families with a member affected by FAS have not been assessed. Given the scope and
seriousness of FAS morbidity and disability, there are intangible, but very real and
important human costs in terms of pain, suffering, and reduced quality of life for affected
individuals and their families. Communities also suffer intangible losses from FAS that
extend beyond reduced economic productivity. These costs are not reflected in FAS
economic impact estimates.
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3. METHODS AND MATERIALS

This study is part of "A Longitudinal Study of Patients with Fetal Alcohol Syndrome,"®!
that was previously approved by the University of Saskatchewan Advisory Committee on
Ethics in Human Experimentation. This chapter first describes the sources of data used in
this study. Then the analytical methods are described for the two study objectives:

1) to describe the burden of illness, in terms of hospital morbidity, experienced by a
clinical population of persons with FAS, born 1973-1992; and

2) to determine if the study group has a greater burden of illness than Saskatchewan
children and Saskatchewan Aboriginal children.

3.1 Data Sources

Three sources of data were used to analyze hospital morbidity of the FAS study group. A
description of the study group is followed by descriptions of the FAS database, the
Kinsmen Children's Centre medical records, and the Saskatchewan Health hospital
separation data. The Saskatchewan Health hospital separation data was the primary data
source used in this study.

3.1.1  FAS study group

The study group is comprised of 194 persons strictly ascertained as having FAS according
to the criteria of the Research Society on Alcoholism,!3? with a history of excessive
maternal alcohol intake. All persons in this study group were born in the period January 1,
1973 — November 30, 1992. The FAS study group is a sample in time, and is part of a
clinical population of 207 Saskatchewan patients with FAS born between 1969 and 1992
that has been described previously.5®> The 207 patients with FAS were assembled
primarily through the cases of a major referral centre for children with physical and mental
handicaps in Saskatchewan, the Alvin Buckwold Child Development Program (ABCDP)
located at the Kinsmen Children's Centre (KCC) in Saskatoon. Additional cases were
identified through the Wascana Rehabilitation Centre, located in Regina and from cases of
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pediatricians experienced in diagnosis of FAS. Persons with FAS born before 1973,
when the diagnosis of FAS was first publicized in the North American medical
literature, 83 8 were excluded from the present study group. Persons with FAS born
before 1973 may represent more severe cases identified through the referral centres, and
therefore, would only be a small proportion of the actual cases born before that date.

3.1.2  FAS database and KCC medical records -

Data on sociodemographic characteristics, the diagnostic features of FAS (including
anomalies, growth, psychological and behavioural functioning), and history of
hospitalizations were previously collected as part of the original longitudinal study.®!
These data, contained in a computerized database, were obtained from follow-up
examinations by ABCDP pediatricians and psychologists, interviews with caregivers, and
medical record reviews. As a data source for hospitalization histories, the FAS database
information was limited by the extent that up-to-date information could be gathered
through follow-up of the patients. One hundred and twenty (120) of 194 persons in the
study group, or 62%, were seen by study personnel between January 1, 1990 and June
30, 1994. The reliability and validity of caregivers' information concerning
hospitalizations was not established. Interview data concerning hospitalizations may be
problematic for this group since many children with FAS experienced a variety of different
primary caregivers and living situations,®* thereby increasing the potential for lost,
incomplete or inaccurate information. Information on hospitalizations contained in the
FAS database was also collected through review of medical records. Patient histories
concerning hospitalizations that are contained in medical records were not collected
specifically for research purposes and may be subject to the same possible problems with
reliability and validity as the longitudinal study interview data. While not a complete
source of information concerning hospital morbidity, the FAS database remained a rich

source of information on affected individuals' social and health histories. For this study,
the EAS database data was manipulated in Microsoft® Excel version 5.0.105

Health (medical) records at the Kinsmen Children's Centre were reviewed as necessary to
clean, validate or supplement information from the FAS database and the Saskatchewan
Health hospital separation data. Each patient's record at the KCC is used by a
multidisciplinary team of health professionals who provide care on an outpatient basis. In
addition, the records variably contained patient histories obtained from a variety of
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sources, including some hospital discharge summaries from Royal University Hospital,
referral letters and reports from other professionals and agencies, etc.

3.1.3  Saskatchewan Health Separation Data

Computerized data on inpatient hospitalizations, (also termed hospital separation data) for
persons with FAS were obtained from Saskatchewan Health's provincial hospital services
data base. The data used in this study covered the period January 1, 1973 to November
30, 1992. A hospital separation refers to the discharge of the patient (alive, dead, or
transferred to another institution) and represents one continuous stay in a particular
hospital. For the purposes of this study, the terms "stay" and "separation" were used
interchangeably. The hospital separation data provided by Saskatchewan Health were
derived from the inpatient admission/separation forms completed by all hospitals.

Saskatchewan Health provided nominally identified data for the following selected
variables from the hospital separation record: the primary diagnosis® for the
hospitalization, coded according to the International Classification of Diseases, Ninth
Revision3%t (ICD-9 code); the primary procedure coded according to Canadian
Classification of Diagnostic, Therapeutic, and Surgical Procedures!*® (CCP code);
hospital discharge date; hospital code; and length of stay in days. Out-of-province
hospitalizations are included, with the exception of some stays in Flin Flon, Manitoba
(John Mowbrey, Saskatchewan Health, personal communication). Additional variables,
such as admission date, age at discharge, and the identification of the newborn stays were
created for this study using appropriate fields from the Saskatchewan Health and FAS
database data. The hospital separation data were manipulated and primarily analyzed using
Excel version 5.0.195 Together with the FAS database data, it was stored in a personal
computer with password protection, and confidentiality was maintained.

Data from the provincial health services database are significant because the database
captures hospitalization discharge information under a system of universal health care
coverage, wherein individual Saskatchewan residents are followed using unique
identifying registration numbers.!** Because of the nominal linkage used to create the

* The term "primary diagnosis" as used by the provinces, refers to "the diagnosis which describes the most
significant condition of a patient which causes his stay in hospital, or the diagnosis which consumes the
greatest amount of medical resources."13?

T Diagnoses originally coded in ICD-8 had been recoded according to ICD-9 (Valerie Phillips, personal
communication, Saskatchewan Health).
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FAS dataset, a theoretically complete record of hospitalizations should have been present
for each individual with FAS in the study group, provided they were covered by
Saskatchewan health care benefits.

Saskatchewan Health data are collected for administrative purposes, and systematic
validation for research purposes using patients' original hospital records is not undertaken
at the provincial level.#4 A very limited validation of the Saskatchewan Health data for
this study was attempted in terms of the numbers of hospitalizations for individuals. Every
tenth person's Saskatchewan Health record was compared to the hospitalization
information held in the FAS database (believed to likely underestimate hospitalizations).
For the 19 individuals sampled, the Saskatchewan Health data revealed 120
hospitalizations (excluding newborn separations), compared to 25 hospitalizations
recorded in the FAS database. As expected, the Saskatchewan Health data provided more
complete individual histories overall than were obtained through caregiver interviews and

record reviews, although data for some individuals was incomplete or totally missing, as
section 3.1.3.b. describes. No systematic attempt was made to validate the diagnoses
most responsible for the hospitalizations. This would require a logistically impossible
examination of the individual patients' hospital records, located in institutions throughout
the province.

The processes of data cleaning and the creation of a new variable field for patient's age at
discharge revealed inconsistencies in some persons’ Saskatchewan Health data. There
were separations seemingly occurring before the known birth date, and there was frank
incompatibility of some ICD-9 diagnoses with some patients' ages, known conditions,
and gender. These findings suggested that some of the data did not belong to the person
with FAS. This problem was likely the result of reassignment of health benefit numbers
(Valerie Phillips, Saskatchewan Health, personal communication), with the result that
separations belonging to individuals not in the FAS group were present in the data.
Information from the FAS database, supplemented by reviews of medical records at the
Kinsmen Children's Centre allowed validation of suspect hospitalization records.
Separations apparently not belonging to study group members were purged from the data.
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3.1.3.a Separations for analysis

Once the data were cleaned, there were 1,556 hospitalizations remaining for analysis
(Table 3.1). These separations were incurred by 157 of the 194 study group members. Of
the 1,556 separations, 58 were classified as non morbid hospitalizations of a newborn
using the Canadian Diagnostic Short List (“Healthy Liveborn Infant" category 209,
containing ICD-9 codes V30-V39137). There was a total of 1,498 separations associated
with morbidity. Out-of province hospitalizations comprised 5% of the total 1,556 inpatient
separations available for analysis.

Table 3.1 Hospital separations available for analysis (n=1,556)

Type of Hospitalization Number of Separations
Newbom without Morbidity 58
Newborn with Morbidity 70
All Other Occurring After Newborn Separation 1,428

3.1.3.b Missing Saskatchewan Health hospital separation data

While 81% of the study group was traceable in the Saskatchewan hospital services
database, only 66% could be presumed to have complete data in terms of their entire
hospitalization histories (Table 3.2). Two categories of missing data emerged: nil and
incomplete. A subgroup with nil data was not expected. By definition, the members of the
FAS study group were Saskatchewan residents, and their newborn separation should have
been included in the data set even if further hospitalizations had not occurred. Those with
incomplete data did not have a newborn separation recorded, but had at least one other
separation in the data.

43



Table 3.2 Data status of persons with FAS (n=194)

Nil data Incomplete data Complete data  Complete or
incomplete data

No. persons (percent of total 37  (19%) 29 (15%) 128 (66%) 157 (81%)
study group) .

Record reviews were conducted to explore the possible explanations for missing data that
are summarized in Table 3.3. A change in family unit, with resulting changes in an
individual's health beneficiary number was the most frequent plausible explanation for the
missing data. Adoption would have resulted in a permanent change in beneficiary number
because benefit numbers were tied to family unit. As well, several children with FAS have
had multiple changes in family unit, including intermittent foster care interspersed with
care from biological parents or other family members. Some Registered Indian children
might have lost their Registered Indian identifier in the process. Plausible reasons for 7 of
29 persons with incomplete data could not be developed.

Table 3.3 Possible reasons for missing data

Nil Data Incomplete Data Total

Possible Reasons No. Persons No. Persons No. Persons
Change in family unit

Adopted 12 10 22

Foster care or legal guardianship 5 7 12

Relatives care soon after birth 2 2
Data not requested * 13 13
Other

Out of province data not presentt 1 1

Not traceable by Sask. Health 3 3

Not eligible for benefits 1 1

Discharge date/length of stay error 2 2
Unknown 3 7 10
TOTAL 37 29 66

* Cases were likely added to the FAS database after the data was requested (B. Habbick, personal
communication)

+Data for one out-of-province hospital that regularly serves some northern Saskatchewan residents was
inadvertently not completely provided by Saskatchewan Health (John Mowbrey, Saskatchewan Health,
personal communication)



The effect of missing data will be to underestimate both the descriptive and quantitative
results.

3.2 Data analysis

This section describes: 1) the methods used to analyze sociodemographic differences in
subgroups with missing Saskatchewan Health separation data, 2) the methods used to
describe hospital morbidity, and 3) the methods used to determine significant differences
in burden of illness between the FAS group and relevant comparison groups.

3.2.1  Analysis of missing data

To assess the limits to generalizability presented by the missing data, it was necessary to
determine if statistically significant associations existed between data status (nil,
incomplete or complete) and relevant sociodemographic factors (sex, race, current living
status, intellectual functioning, the presence of cardiovascular anomalies, and age). The
following nonparametric analyses were conducted using StatView® version 4.5* The
one-way analysis of variance (ANOVA) was performed using Excel. 105

The Chi-square test of independence was performed, at the o <.05 level of significance,
to test the null hypothesis that "data status was independent of sex (or race, current living
status, intellectual functioning, or the presence of cardiovascular anomalies).” The
alternative hypothesis was that "data status is not independent of the selected
sociodemographic variable."

To test for statistically significant differences in age among the data status groups, the age
of survivors at the date of study closure (November 30, 1992) was calculated, and the
ANOVA was performed. A two-tailed test at the o <.05 level of significance, tested the
null hypothesis was that "the population means of the data status groups are equal," and
the alternative hypothesis was "the population means are not equal.” While ANOVA is
robust to moderate violations of normality when there are at least 20 observations from
each population,® the Kruskal-Wallis test also was applied at the same level of
significance because of the asymmetric distribution of the data. The null hypothesis for the
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Kruskal-Wallis test was that "the three populations represented by the data are identical.”
The alternative hypothesis was that "the three populations do not have the same median.”

3.2.2  Descriptive analysis of hospital morbidity for children with FAS

This section is concerned with the methodology for the descriptive analysis of these
specific components: a) the FAS group cohorts, b) the hospitalization and inpatient
surgery experience of cohort groups, c) total hospitalizations per person by age group for
surviving males and females with FAS, d) causes of hospitalizations, as described by the
primary diagnoses, and types of inpatient operative procedures

3.2.2.a Description of the FAS study group cohorts

The study group of persons with FAS was divided into four cohorts for each gender,
according to their year of birth, classified into five year intervals. Cohort I was born in
1973-77; Cohort I in 1978-82; Cohort II in 1983-87; and Cohort IV was born in 1988-
92. The primary purpose of the descriptive analysis was not to compare cohort groups to
each other, but to permit a description of the "lifetime" or longitudinal experience of
hospital morbidity as an indicator of burden of illness, for individuals in different age
groups (4 years and under, 5-9 years, 10-14 years, and 15-19 years) at the close of the
study period, November 30, 1992.

Comparisons among cohort groups would require an assessment of the severity of FAS
for each individual members. One instrument that has been used to classify patients with
FAS is the Pediatric Score System.> 134 It is heavily based on morphological features
and relies on subjective assessment of some items; and its reliability and validity has not
been established. The Pediatric Score System was found to be of limited prognostic use in
long term follow-up studies (H.L. Spohr, Berlin, personal communication). In the
absence of a suitable discriminative instrument, no attempt was made to classify cohort
members according to the level of FAS severity.

3.2.2.b Hospitalization and surgery experience of cohort groups

Since missing Saskatchewan Health data could severely underestimate the results of the
analyses described below, information was combined from the two data sources,
Saskatchewan Health separation data and KCC medical records.
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1) Percent of males and females with FAS having experienced inpatient
hospitalization (excluding newborn stay)

The relative frequency of the number of persons in each male and female cohort group
with at least one separation (excluding the newborn separation) was expressed as a
percentage of the total number of that group.

2) Percent of males and females with FAS experiencing at least one operation (as an
inpatient)

The relative frequency of the number of persons in each male and female cohort group
with at least one inpatient primary procedure in CCP Chapters II-XVIII'3¢ was
expressed as a percentage of the total number in that group. As the main interest of this
study is burden of illness, only operative procedures were considered. Therefore,
Chapter I procedures, many of which are diagnostic and non operative, were excluded
from analyses.

3.2.2.c Total hospitalizations per person by age group and gender (survivors only) on
November 30, 1992

The following analyses used only Saskatchewan Health hospital separation data, and

therefore will be underestimated.” Because the objective was to describe the experience of

people existing in the four age groups on November 30, 1992, eleven (11) deceased

persons were removed from the cohorts. Hospital separation data for six deceased persons

were removed (five of the deceased persons had nil Saskatchewan Hospital separation

data recorded). All newborn separations were removed, leaving a total of 1,336

separations. Nine individuals known to have moved were retained in the analysis, thus

producing the most conservative result.

1) Distribution of total hospitalizations per petson, surviving males and females by age
group on November 30, 1992

* Review of KCC medical records uncovered an additional 144 hospitalizations the study group missing
Sask. Health data, but this too is likely an underestimate of the actual number (see also 3.1.3).
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A frequency count of total hospitalizations per person was made, and the relative
frequency distribution (in percentages) was calculated for each male and female age
group.

2) Mean number of hospitalizations per person, surviving males and females, by age
group on November 30, 1992

The mean and standard deviation (SD) were calculated. The 95% confidence interval
as an estimate of the population mean, although automatically computed and displayed
by Excel,1%5 is not formally reported for this data because the critical assumptions
of continuous data from a normal distribution were violated.

3.2.2.d Morbidity responsible for hospitalizations: primary diagnoses and primary
operative procedures

All separations for each gender contained in the Saskatchewan Health data from January
1, 1973 to November 30, 1992 were classified according to the persons' age at separation
into these four age groups : newborn, <1 year (excluded newborn hospital admission) , 1-
4 years, and 5-9 years.

In other words, results for each male and female age group are based on all separations
occurring at that particular age, in the entire study group over the entire study period. The
removal of newborn separations from the <1 year age group makes the method used in
this study consistent with that used by others.3% 137, 138

There were too few separations to analyze for the categories of 10-14 years (n=65) and
15-19 years (n=11). A 5-14 years category was not developed for analysis since only
members of Cohort I would have been followed completely through this age group up to
November 1992. Therefore, such a category would contain a disproportionate number of
separations occurring at age 5-9 years.
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Newborn morbidity

Newborn separations were identified by comparing the first hospital admission date with
an individual's birth date. Since Saskatchewan Health data on newborn admissions were
available for only 66% of the 194 study group members, record reviews were conducted
for all members lacking this data item. The following types of information were collected
from medical histories, discharge summaries, referral letters and other items in the medical
records: evidence of transfer from one hospital to another or admission to neonatal
intensive care, birth weight, gestational age, and diagnoses. Not all types of information
were available for all patients. Some records contained scant information on the newborn
period.

The combined data sources were used only for the first analysis described below, while
analyses involving the primary diagnosis were restricted to a common data source, the
Saskatchewan Health separation data.

1) Percent of male and female FAS patients with morbidity as newborns

The percentages of male, female, and all newborns with morbidity and without
morbidity were computed using information from the combined data sources.

For persons with Saskatchewan Health separation data, any newborn separations
from 1973 up to November 30, 1992 receiving the ICD-9 codes V30-V39 were
classified as "Healthy Liveborn Infant,"!3” , and therefore were considered to be
without morbidity. All other newborn separations had ICD-9 codes other than V30-
V39, and thus were considered to be affected by morbidity.

For persons without Saskatchewan Health separation data, any one of the following
criteria were used to classify a newborn as affected by morbidity: transfer to a base
hospital* or received neonatal intensive care, prematurity (<36 weeks gestation), low
birth weight (<2500 grams). These criteria reflect only serious newborn morbidity,
and their use underestimates newborn morbidity in general.

* A base hospital is defined by Saskatchewan Health as "...a hospital which serves as a community

hospital for its local population and also as a referral centre for the entire province." 122 Base hospitals
are located in the province's largest cities, Saskatoon and Regina.
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2) Diagnoses most responsible for the newborn stay

Using only Saskatchewan Health hospital separation data for 128 newborns born
from 1973-1992, codes for the primary diagnosis for the hospitalization were
classified according to the Canadian Diagnostic Short List categories.!*” The
chapter headings and overall contents of the Canadian List and the ICD-9 Chapters
are identical. Since the Canadian Diagnostic List collapses several related ICD-9
codes into categories, it was used to classify separations belonging to Chapter XV.,
"Certain Conditions Arising in the Perinatal Period."

For males, females and both sexes combined, a relative frequency distribution of the
ICD-9 chapters was calculated and expressed in percentages.

Morbidity in hospitalizations while <1 year, at 1-4 years, and 5-9 years of age

For separations occurring while <1 year, at 1-4 years and 5-9 years of age, ICD-9 primary
diagnoses and CCP primary procedures were collapsed into their chapters for the
following two analyses.

1) Causes of Hospitalization

For each male and female age group, a relative frequency distribution of separations
by ICD-9 chapters was calculated and expressed in percentages.

2) Types of Inpatient Operations

Analysis was restricted to CCP Chapters II-XVIII. For each male and female age
group, a relative frequency distribution of the primary procedures by CCP Chapters
was derived and expressed in percentages.

3) Cardiovascular Procedures

Information from the Saskatchewan Health hospital separation data and KCC
medical records was combined to determine the number of operations on the
cardiovascular system. Combined data sources (the FAS database, medical records
and Saskatchewan Health hospital separation data) were used to determine the
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number of persons with cardiovascular anomalies receiving surgery. The interest in
this study was corrective surgery. Therefore, angiography alone (without other
cardiovascular surgical procedures in a patient's history) did not fulfill the criteria of
the patient having received cardiovascular surgery, even though angiography is
classified as an operative procedure in the CCP system.

3.2.3  Comparison of hospital utilization indicators: Saskatchewan children with FAS
versus Saskatchewan children, and Saskatchewan Registered Indian children.

Based on the scope and types of health problems that children with FAS may have as a
result of their condition, it was hypothesized that children with FAS would have a greater
burden of illness, as measured by hospital utilization indicators, than other children. The
indicators of hospital morbidity selected to operationally define "burden of illness" were:
1) the hospital separation rate and 2) the length of stay per separation.

3.2.3.a Comparison data sources

Data for two comparison populations, Saskatchewan children and Saskatchewan
Registered Indian children, were used to determine if children with FAS experienced a
statistically significant greater burden of illness than other children. Suitable comparison
groups were needed to serve as a control for factors that may influence hospitalization.
Examples of these factors are access to facilities, physician practices, and other factors
associated with differences in health status, such as ethnicity and socioeconomic factors.
For this study, children in general were represented by Saskatchewan children, subject to
the same general external factors (for example, overall temporal influences on access to
care and physician practices) that might also have influenced hospitalizations for the FAS
group. Aboriginal children were a critical comparison group since 88% of the study group
were of Aboriginal ethnicity (including both Registered and non-registered Indians in
undetermined proportions). Registered Indian children are known to have higher
hospitalization rates than children in the general population.’® In addition to factors such
as physician practices and access to hospital care, aboriginal children are also subject to
other external socioeconomic and cultural factors that can influence health status and
hospitalizations. These same factors were assumed to impact the hospitalization of
children with FAS, most of whom shared the same ethnicity.

51



An equivalent Saskatchewan Health data set containing individual records of hospital
utilization for samples representing the comparison populations was not available to this
study. There is no known data source for hospital morbidity indicators for Saskatchewan
Aboriginal children in general. However, comparison data from the same Saskatchewan
Health source as the FAS data exits for all Saskatchewan children and Saskatchewan
Registered Indian children. For comparisons to Saskatchewan children in general,
published Saskatchewan Health data was used (Table 7 in the Statistical supplement to the
Annual Report for the Year Ending March 31, 1990;122 reproduced in Appendix F). For
comparisons with the Registered Indian population, Saskatchewan Health hospital
separation data for the fiscal year 1989-90 were provided by Dr. Leonard Tan, Head,
Department of Community Health and Epidemiology and manipulated by Mr. Riaz Alvi
using BMDP? program 4F .

3.2.3.b General methodology

The analytical methods were selected based on the availability of comparison group data.
Two types of analyses were conducted:

1) computation of the hospital separation rate for the average population at risk and
calculation of the 95% confidence interval of the hospital separation rate ratios of
the FAS group versus each comparison population; and

2) computation of the 95% confidence interval for the median length of stay for the
FAS group for examination against the median length of stay for the comparison
populations.

For the hospital separation rate and length of stay comparative analyses described below,
the FAS data was pooled over a five year period, from fiscal year (FY) 1987-88 through
FY 1991-92. (A fiscal year begins on April 1 and ends on March 31 the following year).
In view of the small numbers of persons in each age group, and since hospitalization may
be a relatively rare event, pooling of the FAS data was necessary to increase the stability
of the numerator and denominator and allow stratification by age and sex. Comparison
group data from the mid-period year, FY 1989-90, were used in the statistical analyses.
Data from FY 89 appeared to fairly represent the period FY 1987-88 through FY 1991-92
for the Saskatchewan population (Appendix A). Such a determination for the Registered
Indian comparison year data was not possible.
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Data for three male and female age groups were analyzed: <1 year , 1-4 years, and 5-14
years of age. The <1 age group excluded newborn separations. The FAS data were not
mutually exclusive of either comparison group. No attempt was made to remove the FAS
data from the comparison groups, as the proportion of FAS data relative to the total
comparison group data was so small as to be insignificant. It was not possible to identify
the FAS data belonging specifically to Registered Indians.

3.2.3.c Hospital separation rates

Equation 3.1 was used to calculate each comparison group age- and sex-specific hospital
separation rate per 1,000:

number of separations in FY 89
covered population on June 30 1989

Hospital separation rate = x 1,000 (3.1

where the covered population is the number of males or females in the specific age
group registered as a beneficiary of Saskatchewan Health services benefit programs.

For the FAS age- and sex-specific rates per 1,000, the preceding formula was modified
(Equation 3.2) to accommodate pooling of the data over 5 fiscal years.

FAS Hospital Separation Rate % x 1,000 (3.2)

where

n = number of separations in each fiscal year, from fiscal year 1987-88 through fiscal
year 1991-92, and

d = number of persons in the specific male or female age group on June 30 of each
fiscal year, from fiscal year 1987-88 through 1991-92.

The denominator for all the hospital separation rates represents the average population at
risk in the time interval, as measured by the number of people in the specific group at one
point (June 30) during the interval. In the calculation of the FAS rates, those who were
deceased or moved were removed from the denominator as information allowed. This
made calculation of the FAS denominator as analogous as possible to the provincial
method of counting the Saskatchewan and Saskatchewan Registered Indian "covered”
populations.
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3.2.3.d Hospital separation rate ratios and confidence intervals

The rate of hospitalization for each age- and sex-specific FAS group was compared to the
analogous comparison population rate by deriving the rate risk ratios (Equation 3.3) and
95% confidence interval of the rate ratios.

FAS hospital separation rate
comparison population hospital separation rate

Rate risk ratio= (3.3)

The 95% confidence interval for the risk ratio ratios were calculated by a Fortran program
written by Dr. A. Senthilselvan, that used "...the methods of Ederer and Mantel® with the
assumption that the distribution of the rates was Poisson."”# "The Poisson distribution is
employed when counts are made of events or entities that are distributed at random in
space or time."*” The same method was used in another instance involving hospital
separation data for both comparison populations.”*. While the method also may be
appropriate for the FAS population, the assumptions of a small probability of the event
occurring in a large number of individuals also may be violated by this group, with an
undetermined influence.

The 95% confidence interval was used to assess the precision of the estimated population
rate ratios, and to determine if a statistically significant difference in risk existed between
the FAS group and each comparison population. The confidence interval was examined to
see if it excluded or included the value of null value of "1". The exclusion of the value of
"1" from the 95% confidence interval was accepted as evidence of a statistically significant
difference. A value of "1" would mean the FAS and comparison population rates were
equivalent, according to the formula for the risk ratio calculation. In other words— if 95
times out of 100, the confidence interval, as an estimate of the true population value, does
not contain "1," then a significant difference would be accepted.

3.2.3.e Length of stay
Length of stay (LOS) in days per separation was used as another indicator of burden of

illness. The average days of stay (per separation) is a commonly reported statistic
(equation 3.41?%) It was calculated for the FAS group.

* Ederer, F, Mantel N. Confidence limits on the ratio of two Poisson variables. Am J Epidemiol
1974,100(3):165-167. , :
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total days of stay incurred by inpatients
tal number of separations for those patients

Average days of stay= 3.4

However, the distribution of the LOS was asymmetric. A nonparametric approach using
the median length of stay was used to assess the hypothesis that hospitalizations in the
FAS group were longer than those in the comparison populations.

To determine if there were statistically significant differences in LOS between the FAS
group and the comparison populations, the 95% confidence interval of the FAS median
was examined to see if it excluded or included each comparison population median. The
exclusion of the population median value was the criterion for evidence of a statistically
significant difference.

For each male or female FAS age group, the median length of stay was calculated in
Excel. 195 Again in Excel, the formula described by Campbell and Gardiner®® was
executed to obtain the 95% confidence intervals of the medians.

No published results existed for the Saskatchewan length of stay medians, nor are they
calculated by Saskatchewan Health (John Mowbrey, Saskatchewan Health, personal
communication). Estimates of the Saskatchewan LOS medians were calculated in Excel'%
using the formula for grouped data contained in Daniel,*’ under the assumption that the
values were evenly distributed throughout the class interval, and using data from the
published frequency distributions describing separations by LOS (Table 6 in the Statistical
supplement to the Annual Report for the Year Ending March 31, 1990122). The
Saskatchewan medians were rounded to the nearest whole number, to be consistent with
the actual precision of measurement expressed as whole days. The means and medians for
the Saskatchewan Registered Indian LOS were obtained from Saskatchewan Health
hospital separation data by Mr. R. Alvi, using program 2D in BMDP.?
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4. RESULTS
4.1  Relationships of sociodemographic characteristics to missing data status

There were three categories of data status with respect to the Saskatchewan Health hospital
separation data: 1) persons with nil data, 2) persons with incomplete data, and 3) persons
with presumed complete data. Table 4.1 provides a summary of the results testing the
significance of relationships between sociodemographic characteristics and data status
(more details are in Appendix B). With the exception of a statistically significant
association between current living status and data status, no other significant results were
obtained. Data status was found not to be independent of the FAS patients' current living
status, with proportionately more deceased members with nil data, and more adopted
members with nil or incomplete data.
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Table 4.1 Statistical analysis of selected sociodemographic characteristics according to Saskatchewan
Health hospital separation data status (nil, missing, complete)

Nil Data Incomplete Data Complete Data

Sociodemographic Characteristics* No. Percent No. Percent No. Percent | p value

Sex _ .38
Female 21 57% 15 52% 57 45%

Male 16 43% 14 48% 71 55%

Race .76
Aboriginal 31 84% 24 83% 115 90%
Caucasian 4 11% 3 10% 9 7%
Unknown 2 5% 2 7% 4 3%

Current Living Status .0007
Biological parents 7 19% 6 21% 39 30%

Other family 0 0% 4 14% 13 10%
Temporary foster care 4 11% 0 0% 14 11%
Permanent foster care 5 14% 7 24% 33 26%
Adoptive parentst 14 38% 10 34% 13 10%
Independent ¥ 0 0% 0 0% 0 0%
Long term residential placement 0 0% 1 3% 8 6%
Short term residential placement 0 0% 0 0% 1 1%
Other or unknown 1 3% 1 3% 2 2%
Deceased § 6 16% 0 0% 5 4%

Intellectual Functioning (IQ) .06
Above Average (>115) & 0 0% 0 0% 0 0%
Average-Low average (80-115) 4 11% 7 24% 19 15%
Borderline (70-79) 11 30% 2 7% 31 24%

Mild Mental Retardation (55-69) 8 22% 7 24% 35 27%
Mod. Mental Retardation (30-55) 4 11% 3 10% 25 20%
Severe Mental Retardation (<30) 0 0% 2 7% 3 2%
Unknown 10 27% 8 28% 15 12%

Cardiovascular anomalies ) .19
Yes 5 14% 9 31% 19 15%

No 32 86% 19 66% 106 83%
Unknown 0 0% 1 3% 3 2%

Age on 11/30/92; excludes deceased Nil Data Incomplete Data Complete Data

0=10)%

Mean age in years (SD) 931 (551) 1069 (5.38) 928 (5.16)| A4l

* Relative frequencies in percentages may not equal 100 due to rounding.

1+ Of 25 females adopted, 10 had nil data; 8 had incomplete data, and 7 had presumed complete data; of the
12 males adopted, 4 had nil data, 2 had complete data; and 6 had presumed complete data.

1 Row excluded from Chi-square analysis.

§ A total of 11 of cohort members were known to be deceased at end of patient follow-up (06/30/94) while
10 persons were deceased by 11/30/92. 4 males and 2 females were missing data.

Il The Kruskal-Wallis test produced the same results as the ANOVA test reported here; see Appendix C.

57



4.2  Description of male and female FAS cohorts

The number of males and females in each cohort group and the percent of each group
completely lacking any Saskatchewan Health separation data are presented in Table 4.2.
There were slightly more males (52%) than females (48%), overall. With the exception of
Cohort ITI, there were similar proportions of males and females in the cohort groups. Of
the 194 persons composing the study group, 10, or 5.1%, were known to be deceased at
the close of the study period (November 30, 1992). Seven males, compared to three
females, were deceased. Adoption was unequally distributed, with 12% of all males and
27% of all females adopted.

Table 4.2 Number of males and females in FAS cohort groups, and percent without any Saskatchewan
Health hospital separation data.

Total No. (Total No. Alive Nov. 1992) Nil Sask. Health Data
% Cohort (% Cohort Survivors)

Cohort Age in years
(Birth Years) Nov. 1992 Males Females Both Sexes Males Females
I. (1973-77) 15-19 20 (17) 20 (19) 40 (36) 20 (18) 15 (11)
II. (1978-82) 10-14 26 (23) 27 (26) 53 49 27 22) 22 (23)
III. (1983-87) 59 31 (30) 23 (23) 54 (53) 6 (3 22 (22)
IV. (1988-92) 0-4 24 (24) 23 (22) 47 (45) 12 (12) 30 27)
All (1973-92) 101 (94) 93 (90) 194 (184) 16 (13) 23 21)

Males born in 1983-87 had the smallest percent of persons totally missing Saskatchewan
Health data. The group with the largest percentage of persons completely lacking data
were females born in 1988-92. Nearly one-third of this group had no Saskatchewan
Health record of hospitalizations available for analysis.

Due to this, combined data sources were required to ascertain the proportion of persons

with FAS who: 1) had been hospitalized after the newborn stay, and 2) had undergone
inpatient surgery.
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4.3  Hospitalization and surgery experienced by cohort groups

4.3.1 Percent of male and female cohort groups hospitalized

After eliminating the newborn separations and combining the data sources, a high
percentage of males and females in each cohort group were found to have experienced
hospitalization (Table 4.3). As expected, a lower percentage of the youngest cohort
groups, who were < 5 years in November 1992, had been hospitalized at least once.
Nonetheless, the majority of both male and females in the infant and preschool age group
still had experienced hospitalization. Almost all of the oldest male and female cohorts, in
their teen years, had experienced hospitalization. With the exception of the oldest group,
proportionately more males than females had been hospitalized in all the age groups by the
close of the study.

Table 4.3 Percent of male and female cohort groups experiencing at least one hospitalization (excluding
all newborn separations) up to 11/30/92

Combined Data Sources
Sask. Health Data Only (Sask. Health & KCC Records)
Cohort Group No. in Group No. Hospitalized (%) No. Hospitalized (%)
MALE

I. (1973-77) 20 16 80) 19 95)

II. (1978-82) 26 19 73) 25 (96)

III. (1983-87) 31 28 90) 29 94)

IV. (1988-92) 24 18 (75) 19 79)

Total 101 81 80) 92 1)
FEMALE

I. 1973-77) 20 17 (85) 19 95)

II. (1978-82) 27 20 74) 23 (85)

111. (1983-87) 23 16 (70) 18 (78)

IV. (1988-92) 23 13 (56) 17 1)

Total 93 66 an 77 (83)

4.3.2 Percent of male and female cohort groups with inpatient surgery

Table 4.4 displays the percent of the cohort groups who have undergone inpatient surgical
procedures. Since the interest of this study was burden of illness, surgery occurring
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Table 4.4 Percent of male and female cohort groups having experienced at least one inpatient operation
(CCP Chapters II-XVIII) up to 11/30/92 (includes surgery during newbom stay).

Combined Data Sources
Sask. Health Data Onl ask. Health & KCC Records
Cohort Group No. in Group No. With 21 Operation (%) No. With 21 Operation (%)
MALE

1. (1973-77) 20 4 (70) 16 (80)

I. (1978-82) 26 8 31 10 (39)

III. (1983-87) 31 14 45) 16 (52)

1V. (1988-92) 24 : 10 42) 10 42

Total 101 46 (46) 52 52)
FEMALE

I. 1973-77) 20 10 (50) 11 (55)

1. (1978-82) 27 12 44) 13 48)

II. (1983-87) 23 8 (35) 9 39)

IV. (1988-92) 23 6 26) 8 335

Total 93 36 (39) 41 49

during a newborn separation was considered in determining if the individual had
undergone at least one surgical procedure. Combined data sources were required

to determine the exposure to at least one surgical procedure. Generally, proportionately
more people underwent inpatient surgery in the first cohort groups. More than half of the
females and 80% of the males age 15-19 years had undergone surgery. More than a third
of the children with FAS in last cohort, comprised of infants and preschoolers, also had
experienced an inpatient surgical procedure. Overall, a slightly higher proportion of males
(52%) than females (44%) had expeﬁenced surgery, although this was not an entirely
consistent pattern among all cohort groups, as shown by Cohort II.
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4.3.3 Total hospitalizations per person by age in 1992

The mean number of hospitalizations per male or female individual was determined (Table
4.5, summarized from Appendix C). The relative frequency distributions of the total
number of hospitalizations, experienced by individuals according to their age group, are
presented in Tables 4.6 (males) and 4.7 (females). Because this analysis was a cross-
sectional view according to study group members' ages at the end point of the study,
deceased persons' data were removed.

Table 4.5 Mean hospitalizations per person, (n=1344 separations, excluding all newbomn separations)
Surviving males and females with FAS (born 1973-1992) by age group on 11/30/92 (Sask. Health data
source).

Age in years Males (n=94) Females (n=89)
Nov. 1992 Mean (SD) Mean (SD)
I. 1519 84 (7.0 10.2 8.1
II. 10-14 7.3 8.9) 9.3 (14.9)
. 59 8.6 6.1 5.5 ©.1)
IV. <5 6.0 (5.8) 3.1 4.7

As might be expected given the longer period of opportunity for hospitalization, the oldest
teens with FAS showed a higher mean number of inpatient hospitalization experiences
than younger children. The youngest age group demonstrated a mean of three (3)
hospitalizations per person in females (biased toward underestimation due to missing data)
and a mean of six (6) hospitalizations in males. When the relative frequency distributions
are examined in Table 4.6, large proportions of females appear not to have had any
hospitalizations after the newborn stay. Missing data produced an overestimate of the
frequency count of people with zero (0) hospitalizations; Table 4.3 previously revealed
that the vast majority of persons in every age group, in fact, have had hospitalizations
when the record review data and Saskatchewan Health hospital separation data were
combined.* The proportion of males having had 6 or more separations per person ranged
from 39% (for 10-14 year olds) to 63% (for those 5-9 years), with 54% of boys <5 years
experiencing this hospitalization frequency. In the female cohorts, the proportion with > 6

* Data from the KCC records will underestimate the number of hospitalizations. The 136 additional
hospitalizations noted in the KCC records would substantially decrease the number with zero
hospitalizations. Their inclusion would only slightly increase the precision of the calculation of the
means, since the 136 separations would be distributed among 8 male and female cohort groups.
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hospitalizations was 18% in those < 5 years (possibly underestimated due to missing
data), 40% for 5-9 year olds, 46% for 10-14 year olds, and 68% for 15-19 year olds.

Table 4.6 Distribution of total hospitalizations per person in surviving males with FAS (born 1/1/73-
11/30/92) by age group on 11/30/92; excluding all newborm separations (Sask. Health Data source)

No. Hospitalizations 15-19 years 10-14 years 5-9 years <5 years
per Person No. (%) No. (%) No. (%) No. (%)

0 3 (18) 6 26) 2 (7 6 25)
1-5 5 29 8 (35) 9 30) 5 21
6-10 2 (12 2 (8) 8 7 8 33)
11-15 4 4) 3 (13) 6 (20) 4 an
16-20 2 12) 2 (8) 4 (13) 0 0
21-25 1 (6) 0 0) 1 (3) 1 4
26-30 0 (0) 1 (4) 0 0) 0 Q)
31-35 0 (0) 1 (4 0 (0) 0 0
36+ 0 (0) 0 0 0 (0) 0 0

TOTAL* 17 (100) 23 (100) 30 (100) 24 (100)

* may not total 100 due to rounding.

Table 4.7 Distribution of total hospitalizations per person in surviving females with FAS (born 1/1/73-
11/30/92) by age group on 11/30/92, excluding all newborn separations (Sask. Health Data Source)

No. Hospitalizations 15-19 years 10-14 years 5-9 years <5 years
per Person No. (%) No. (%) No. (%) No. (%)
0 2 (¢3)) 7 @27 7 30) 9 (C3))
1-5 4 21 7 27 7 30) 9 (€3))
6-10 4 @21 4 (15) 5 22) 1 9
11-15 6 32 4 15 2 9 1 (5)
16-20 1 (5 2 (8 2 © 1 (5
21-25 0 (0 0 0 0 0 0 0)
26-30 2 11 0 0 0 € 0 0)
31-35 0 (0 1 (4 0 0 0 (0)
36+ 0 0 1 (4 0 (0) 0 (0)
TOTAL* 19 (100) 26 (100) 23 (100 21 (100)

* may not total 100 due to rounding.
4.4  Morbidity responsible for hospitalizations

There was a total of 1,352 separations in the Saskatchewan Health data, available for use
in analyzing the causes of hospitalizations and the primary inpatient operative procedures.
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4.4.1 Newborn morbidity

More than half of the entire study group e)iperienced morbidity as a newborn, as found
using the combined data sources (Table 4.8). Males and females appeared to be similarly
affected.

Table 4.8 Number and percent of FAS patients with morbidity as newborns (1/1/73-11/30/92)

Newborn Health Status ~ No. Males n=101 No. Females n=93 Both Sexes n=194

With Morbidity*

Sask. Health data 39 31 70

Record Review data 16 18 34

subtotal (% of total) 55 (54.5%) 49 (52.7%) 104 (53.6%)
No Morbidity

Sask. Health data 32 26 58

Record Review data 14 18 32

subtotal (% of total) 46 (45.5%) 44 47.3%) 90 (46.4%)

* Criteria for newborn morbidity for persons with Sask. Health data: any ICD-9 code other than V30-V39.
Criteria for newbom morbidity used in KCC record review: transferred to base hospital or received neonatal
intensive care, or prematurity (<37 weeks gestation), or low birth weight (<2500 grams). Otherwise,
newborns were assumed to be healthy.

The types of morbidity involved in newborn stays are presented in Table 4.9. Using the
Canadian Diagnostic Short List (CDL) classification, the single leading cause of
hospitalizations associated with morbidity in FAS newborns was slow growth, fetal
malnutrition and immaturity (category 169137). While the results indicate CDL category
173 was proportionately similar to category 169, category 173 is comprised of several
disparate ICD-9 diagnoses.
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Table 4.9 Distribution of primary diagnoses in newborn hospital separations of persons with FAS,

1/1/73-11/30/92

Canadian List ICD-9 Males (n=71) Females (n=57 Both Sexes (n=128)
Diagnoses Code Number (%) Number (%) Number (%)
I. Infectious & 1-139 0 0) 1 (2) 1 (1)
Parasitic
Diseases
XIV. Congenital 740-759 5 (7) 1 2) 6* (5)
Anomalies
XV. Certain .
Conditions 760-779 34 (48) 28 (49) 62 (48)t
Arising in the
Perinatal Period
169. Slow growth, fetal 764-765 13 (18) 10 (18) 3 (18)
malnutrition and
immaturity
170. Birth trauma 767 0 (0) 0 (0) 0 )]
171. Intrauterine 768-770 5 (7) 9 (16) 14 )
hypoxia, birth
asphyxia, and other
respiratory conditions
172. Hemolytic disease 73 2 3) 0 0) 2 )
of newbom
173. Other 760-763, 766, § 14 (20) 9 (16) 23 (18)
77,772,
774-779
XVI. Symptoms, 780-799 0 0) 1 2) 1 (1)
Signs, Ill-
Defined
Conditions
209. Healthy V30-V39 32 45) 26 (46) 58 (45)
Liveborn Infant
TOTAL 71 (100) 57 (100) 128 (100)

* 4 of the 6 were major anomalies.
+ The total percentage of the individual diagnoses contained in Chapter XV. "Certain Conditions Arising

in the Perinatal Peri

" does not total 48 due to rounding.
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4.4.2 Causes of hospitalization while under 1 year, and at ages 1-4 years and 5-9 years

Figures 4.1, 4.2 and 4.3 display the leading causes of hospitalization obtained from the
Saskatchewan Health data, for males, females and both sexes, according to age at
separation. These figures summarize the frequency distributions of the primary ICD-9
diagnoses for hospitalizations contained in Appendix D. Respiratory conditions are
responsible for the greatest proportion of hospitalizations in all three age groups, for both
genders.

As causes of infant hospitalizations, several types of diagnoses were most responsible in
similar proportions.

For hospitalizations occurring at age 1-4 years, "Diseases of the Nervous System and
Sense Organs" (ICD-9 Chapter VI) were closely followed by "Diseases of the Digestive
System" and "Infectious and Parasitic Diseases" as 2nd, 3rd and 4th leading causes.
Seventy-two percent of the Chapter VI separations and 10% of all the separations in this
age group were caused by diseases of the ear and the mastoid process (ICD-9 codes 380-
389).

Causes of hospitalizations at age 5-9 years showed some variability according to gender.
While "Diseases of the Nervous System and Sense Organs" were responsible equally in
both genders for about 14% of hospitalizations, the second leading cause of male
hospitalizations was "Injury and Poisoning" (18%), while in females it was "Congenital
Anomalies" (16%).

The effect of missing data likely exerted the greatest impact on the distribution of causes
for infants' hospitalizations. When record review data is taken into account, there is some
evidence that hospitalizations for congenital anomalies and perinatal conditions may be
underestimated. Of 58 hospitalizations for both sexes occurring <1 year of age found in
the KCC records, 17 were for congenital anomalies, 17 for respiratory conditions, 8 for
perinatal conditions, and 19 others for a variety of causes. Only 8 additional
hospitalizations occurring at 1-4 years of age and 3 additional hospitalizations occurring at
age 5-9 were noted in record review, and these were distributed among several causes.
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Figure 4.1 Leading causes of hospitalizations in infants with FAS <1 year of
age (excluding all newborn separations) 1/1/73—11/30/92
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Figure 4.2 Leading causes of hospitalization in children with FAS
(born 1973-1991) at age 1-4 years, to 11/30/92
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Figure 4.3 Leading causes of hospitalization in children with FAS
(born 1973-1987) at age 5-9 years, to 11/30/92
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Tables 4.10 and 4.11 compares the leading causes of hospitalization at ages <1 year and
1-4 years found in the FAS subgroup with data, to the leading causes of hospitalization in
1989-90* for Saskatchewan Registered Indian, Saskatchewan and Canadian children.
Table 4.12 provides the same information for the 5-9 year age group, but excludes
Saskatchewan Registered Indians, as the available data covered a wider age range of
children, from 5-14 years. The comparison information was used only to assess possible
hypotheses, and not to make statistical conclusions. Further discussion of these
comparisons is found in section 5.2.2.

Table 4.10 Hospitalizations by cause under 1 year of age (excluding newborn separations), for
Saskatchewan infants with FAS with Sask. Health data, and Saskatchewan Registered Indian,
Saskatchewan, and Canadian infants

Sask. Infants with FAS Other Infants
(born 1973-1992; with
Sask. Health data) Percent of Hospitalizations* 1989-90
ICD-9 Chapter Percent of Sask. Registered Sask.f Cang§
Hospitalizations* Indiant
1/1/73-11/30/92
n=499 N=3,515 N=8,651 N=105,894
Respiratory System 38 48 39 36
Digestive System 13 17 14 12
Perinatal Conditions 8 5 8 11
II-defined Conditions 8 6 9 10
Congenital Anomalies 8 1 3 7
Infections 8 8 8 6
All Other 16 15 18 18

* may not total 100 due to rounding

+ Unpublished data provided by Dr. Leonard Tan, Department of Community Health & Epidemiology,
University of Saskatchewan.

i Sourcg:lcalculated from data contained in Table II-25-E, The Health of Canada's children: A Statistical
Profile.

§ Source: Figure Chapter 2-28, The Health of Canada's Children: a CICH Profile.5

* The FAS data covers a long period of time, from 1973 to 1992. A decision was made to use FY 89 data
for the following reasons: more FAS separations would accumulate as time progressed; some 1989-90 data
was available for all three comparison groups; and an examination of Canadian data from 198316 showed
only small fluctations in the percent distributions, suggesting there was little or no change in leading
causes of hospitalization overall, at least during the 1980's.
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Table 4.11 Hospitalizations by cause age 1-4 years, for Saskatchewan children with FAS, and
Saskatchewan Registered Indian, Saskatchewan and Canadian children.

Sask. Infants with FAS Other Children
(born 1973-1991; with
Sask. Health data) Percent of Hospitalizations* 1989-90
ICD-9 Chapter Percent of Sask. Registered Sask.i  Can.§
italizations* Indiant
to 11/30/92
n=669 N=4,226 N=12,314 N=149,074
Respiratory System 41 47 45 46
Nervous System 14 8 7 6
Digestive System 11 18 14 11
Infections 9 9 7 5
Ni-Defined Conditions 5 5 7 8
Injury & Poisoning 4 7 9 9
All Other 15 6 11 15

* may not total 100 due to rounding

+ Source: unpublished data provided by Dr. Leonard Tan, Department of Community Health &
Epidemiology, University of Saskatchewan.

i Sourcg::1 calculated from data contained in Table III-8-E The Health of Canada’s Children: a Statistical
Profile.

§ Source: Figure Chapter 3-10, The Health of Canada's Children: a CICH Profile. 6

Table 4.12 Hospitalizations by cause age 5-9 years, for Saskatchewan children with FAS, and
Saskatchewan and Canadian children

Sask. Infants with FAS Other Children
(bom 1973-1992; with Percent of
Sask. Health data) Hospitalizations*
ICD-9 Chapter Percent of 1989-90
Hospitalizations* Sask.t  Can.t
to 11/30/92
n=184 N=7,351 N=94,432
Respiratory System 32 42 39
Nervous System 14 6 6
Congenital Anomalies 13 2 4
Injury & Poisoning 10 14 15
Digestive System 7 12 10
Ti-Defined Conditions 7 7 6
All Other 17 17 20

* may not total 100 due to rounding
+ Source: calculated from data contained in Table IV-14i-E, The Health of Canada's Children: a Statistical

Profile 32
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4.4.3 Types of primary inpatient operations

In the 1,352 separations (excluding newborn stays) available for analysis in the combined
age groups, there were 162 or 12% with primary operative procedures classified in CCP
Chapter IT — Chapter X VIIL The most common types of primary operations recorded in
the Saskatchewan Health data are summarized in Figures 4.3, 4.4, and 4.5. Appendix E
contains the frequency distributions. It must be noted that the chapter headings and
contents for the ICD-9 and CCP coding systems do not directly correspond. For example,
ICD-9 Chapter 6 "Diseases of the Nervous System and Sense Organs" will contain
separations in which patients underwent surgery to correct strabismus, or myringotomy to
insert a ventilation tube. These procedures would be classified accordingly in CCP as
Chapter IV "Operations on the Eyes," or Chapter V "Operations on the Ears," not as
Chapter VI, "Disease of the Nervous System." Similarly, cardiovascular system (C-V)
procedures are classified as CCP Chapter VIII, "Operations on the cardiovascular
system", while the primary diagnosis for the hospitalization would be classified into ICD-
9 Chapter XIV, "Congenital Anomalies."

For <1 years, variable results are obtained for each gender, possibly due to missing data
and the small numbers of procedures available to analyze. Cardiovascular procedures were
apt to be underestimated because more than half of deceased persons with severe
anomalies totally lacked Saskatchewan Health hospital separation data.

Gender differences were not as apparent in the other two age groups, with the exception
of cardiovascular system surgery.
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Figure 4.4 Types of primary operative procedures
(CCP Chapters 1I-XVIII) occurring in hospitalizations (excluding
newbom separations) of children with FAS (born 1973-92) while
<1 year of age, to 11/30/92

B Males (29 procedures)
B Females (13 procedures)
0 Both Sexes (42 procedures)
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Figure 4.5 Types of primary operative procedures
(CCP Chapters li-XVIII) occurring in hospitalizations of children with
FAS (bom 1973-91) while age 1-4 years, to 11/30/92

®Male (41 procedures)
B Female (34 procedures)
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Figure 4.6 Types of primary operative procedures
(CCP Chapter II-XVIill) occurring in hospitalizations of children with
FAS (born 1973-1987) while age 5-9 years, to 11/30/92

Musclo- Nose, c-v Ears All Other
skeletal Mouth, & System
System Pharynx

CCP Chapter

70



Because of the high prevalence of cardiovascular anomalies in the study group (17%),
cardiovascular surgery was analyzed separately. Procedures to repair the cardiovascular
system (excluding presumed diagnostic angiography) were performed on approximately
half of the 33 persons with cardiovascular anomalies (Table 4.13). Table 4.14
underscores the problem presented by missing data, particularly in procedures occurring at
<1 year of age. Overall, 40 cardiovascular operations (including angiography) were
known to have occurred in the 33 person with anomalies.

Table 4.13 Number of Persons with FAS (born 1973-1992) with cardiovascular anomalies receiving
cardiovascular surgical procedures, excluding angiography (combined data sources)

No. with Cardiovascular No. Received Surgery (%)
Anomaly
Males 15 8 (53.3)
Females 18 9 (50.0)
TOTAL 33 17 (51.5)

Table 4.14 Number of operations on the cardiovascular system in children with FAS (born 1973-
1992), to 11/30/92.

<1 Year of Age 1-4 Years of Age 5-9 Years of Age
Data Male Female Both Male Female Both Male Female Both
Source Sexes Sexes Sexes
Sask. 4 7 11 3 8 11 4 5 9
Health

KCC 3 3 6 1 0 1 0 2 2
Records

TOTAL 7 10 17 4 8 12 4 7 11

4.5  Comparison of hospital utilization indicators
4.5.1 Missing data: implications for hospital separation rate comparisons

Missing data will produce an undercount of the occurrences of hospital separations. The
resulting bias will be toward underestimation of the FAS rates, since all eligible cohort
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members were included in the denominator (according to their age on June 30 of the
specific fiscal year), regardless of their missing data status. The alternative approach of
restricting the comparative analyses to only those with data was deemed unacceptable to
use, because it could not be assumed that people with data have the same occurrence of
hospitalization as those missing data, based on the sociodemographic characteristics and
missing data results reported in section 4.1.

Table 4.15 displays the extent of missing data observed for persons who were eligible to
contribute separations to the numerators used in the hospital separation rate calculations.

Table 4.15 Missing data status for males and females theoretically eligible to contribute separations
to the pooled numerator of each age group in the hospital separation rate calculations.

<1 year 1-4 years 5-14 years
Data Status Number (Percent)  Number (Percent)  Number (Percent)
MALES
Complete 23 (79) 38 ‘ 81) 44 72)
Incomplete 4 (14) 7 (15) 10 (16)
Nil 2 (N 2 (4 7 (11)
TOTAL* 29 (100) 47 (100) 61 (100)
FEMALES
Complete 16 (62) 23 (59) 40 (66)
Incomplete 4 (15) 6 (15) 10 (16)
Nil 6 (23) 10 (26) 11 (18)
TOTAL* 26 (100) 39 (100) 61 (100)

* Totals for the number of individuals will not equal total pooled denominators in Appendix G. The totals
here represent the number of individuals who would have been in the specific age group at some point
during the period FY 87-FY 91, and hence theoretically would have been eligible to contribute separations.
Each person was counted only once in the specific age group.

Female separations were likely to be underestimated for the <1 year and 1-4 year old age
groups, since only 62% and 59%, respectively, of those who were eligible to contribute to
these age groups had complete hospital separation data records provided by Saskatchewan
Health. When complete and incomplete data categories were combined, female
separations in the first two age groups remained underestimated, with 77% and 74% of
eligible persons in the two groups having at least some Saskatchewan Health data. For all
other groups, more than 80% of the individuals eligible to contribute separations had some
Saskatchewan Health data. Males eligible to contribute separations to the 1-4 year age
group had the highest proportion with data (96%). While underestimation is still possible
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when any data is missing, this bias was likely minimal in the male groups, given their
higher percentages of persons with data.

Deceased persons in the study have been previously described,’? and were characterized
by complicated histories of serious congenital anomalies. Most of the deaths occurred
prior to FY 87, therefore missing data associated with deaths likely had only a minimal
impact on the hospitalization separation rate analyses.

4.5.2 Hospital separation rate comparisons

The hospital separation rate comparisons are summarized in Table 4.16. (Detailed results
are found in Appendix F.) Males with FAS displayed higher separation rates than females,
in the <1 year and 1-4 year age groups, with the reverse occurring in the 5-14 age group.
The female rate was influenced by one person with complex disability incurring 22 of the
60 separations. For all age groups, male and female children with FAS experienced
statistically significant higher hospital separation rates as compared to Saskatchewan
children in the same groups.

Comparisons to Registered Indian children revealed that FAS males in both groups under
age 5 had statistically significant higher rate ratios than the Registered Indian children of
the same age groups, being admitted to hospital at approximately one-and-a-half to two
times the rate of the comparison population. A slightly lower rate ratio was found for 5-14
year old males. While statistically significant, the lower boundary of the confidence
interval signaled the possibility of a true ratio close to the null value of 1.

A similar pattern was not present for females with FAS compared to Registered Indian
females of the same age. Rate ratios in the two youngest age groups were not statistically
significant, indicating no difference in rate based on this data. However, the lower
boundary of both of these confidence intervals suggested that the results were close to
achieving significance. Only about 60% of the females eligible to contribute separations to
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Table 4.16 Hospital Separation Rates per 1,000 and Rate Ratio Confidence Intervals,* Children with FAS vs. Saskatchewan Childrent and
Saskatchewan Registered (Reg.) Indian Children3

Hospital Separation Rates per 1.000 i0 (95% Confiden
Age Group FAS pooled Saskatchewan Sask. Reg.
(years) FY 87-FY 91 FY 89 Indian FY 89 FAS (pooled) vs. Saskatchewan FAS (pooled) vs. Sask. Reg. Indian
Males .
<1§ 3,324.32 621.86 1,901.79 5.35 (4.45-6.42) 1.75 - (1.45-2.10)
14 1,080.29 211.01 572.55 512  (4.34-6.04) 1.89  (1.59-2.23)
5-14 221.11 83.04 156.76 266 (1.96-3.61) 1.41 (1.03-1.92)
Females
<1§ 1,888.89 469.20 1,517.69 4.03 (3.02-5.35) 1.24  (0.93-1.66)
14 638.30 161.64 490.06 395 (3.03-5.13) 130 (0.99-1.70)
5-14 270.27 78.49 170.73 344 (2.65-447) 1.58 (1.21-2.07)

* All denominators for each fiscal year were calculated by counting the number of persons at that age on June 30 of the fiscal year.

1 obtained from Table 7, The Statistical Supplement to the (Saskatchewan Health) Annual Report for the year ending March 31, 1990.

} Saskatchewan Registered Indian data is unpublished data obtained from Dr. Leonard Tan, Dept. Community Health & prdemlology, University of
Saskatchewan.

§ Excludes all newborn separations



the numerator actually had a complete hospitalization record present for analysis (Table
4.15). This suggests that the FAS female rates for <1 year and 1-4 years also could have
achieved statistically significantly higher rate ratios when compared to Registered Indian
rates, if less data were absent. Both males and females with FAS, age 5-14 years, had
close to a 1.5 times higher hospitalization rate compared to their Registered Indian
counterparts.

4.5.3 Length of stay

Analyses of the length of stay for the FAS group are reported in Table 4.17. The details of
the analyses are found in Appendix G. While the mean (average) days of stay are higher
for the FAS population compared to either Saskatchewan children or Saskatchewan
Registered Indian children, a statistically significant longer length of stay was found only
for males and females with FAS age 1-4 years.
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Table 4.17 Average (days) length of stay and median length of stay for children with FAS, Saskatchewan and Saskatchewan Registered Indian
Children

Mean Len f D Median Len f % Confidence Interv.
Age Group FAS Pooled Saskatchewan.  Sask. Reg. Indian FAS Pooled Saskatchewan.  Sask. Reg. Indian
(in years) FY 87-FY 91 FY 89+ FY 89+ FY 87-FY 91 .FY 89% FY 89t
Males
<1§" 9.07 (7.93) 5.7 695 (8.77) 7 (5-8) 5 5
1-4 7.33 (5.80) 44 6.23 (7.66) 6 (5-7 4 4
59 539 (7.27) 3.5 435 (6.89) 4 (34 3 3
Females ‘
<18 11.16 (14.11) 53 6.32 (6.37) 5 (58 5 5
1-4 723 (523) 46 590 (5.35) 6 (5-8) 4 4
5-9 9.18 (13.83) 34 391 4.37) 4 3-7 3 3

* obtained from Table 7, Statistical Supplement to the (Saskatchewan Health) Annual Report for the Year Ending March 31, 1990.

1 unpublished Saskatchewan Health hospital separation data, obtained from Dr. L. Tan, Department of Community Health and Epidemiology
1 calculated from data in Table 6, Statistical Supplement to the (Saskatchewan Health) Annual Report for the Year Ending March 31, 1990.
§ excludes newborn separations



5. DISCUSSION
5.1  Issues of validity
5.1.1 Analyses affected by missing data

The following descriptive and comparative results were affected by missing data to the
extent that the results represent only the study group members with Saskatchewan Health
data.

1) The analyses of the causes of hospitalization and the types of primary operative
procedures are based only on Saskatchewan Health separation data, and therefore
are limited in their interpretation.

Newborn Saskatchewan Health hospital separation data was missing for about 34%
of the 194 persons. The large proportion of persons "lost to follow-up" made the
results for the distributions of the primary diagnosis for the newborn stay valid only
for those with data.

Overall, 84% of males and 77% of females had partial or complete data. The
available data were used to examine the causes of hospitalizations and primary
inpatient procedures at ages <1 year, 1-4 years and 5-9 years of age. Missing data
status was found to be related to current living status, with higher percentages of
adopted persons and deceased persons with nil or incomplete data (Table 4.1). A
direct or indirect relationship between adoption and hospitalization in the FAS
group is not known, but such a relationship is at least theoretically possible. It is
plausible that children less severely affected by FAS (and perhaps not as likely to be
hospitalized) may be more likely to be adopted. Adoption, once it occurs, may
provide a more stable home environment that might reduce the probability of
hospitalization. If it is assumed that those who were adopted and had missing data
were as healthy or more healthy than those possessing data, then the results
probably did not overestimate the causes of hospitalization, and they could be
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interpreted as valid estimates for the entire group. However, adoption may be
associated with poorer health status, in view of what is known about the health
status of U.S. children in foster care and their hospital utilization indicators.®> 153
Foster care is a highly probable antecedent to adoption for the FAS group. Parental
neglect leading to foster care and eventual adoption may contribute to poorer health
status. Some of the serious medical conditions associated with FAS may lead to
medical foster care followed by adoption. If adoption is related to poorer health
status, an increased risk of hospitalization could exist for that subgroup, thereby
underestimating certain types of hospital morbidity and overestimating others (the
entire relative frequency distribution is disturbed with a change in the value for one
class). Both missing data and history of adoption were differentially distributed
between the sexes, with more females than males totally without any data (23% vs.
16%; Table 4.2); and more females adopted (27%) than males (12%). Therefore the
results, especially for females and both sexes combined, were likely subject to bias.

Deceased persons in the study have been described previously,52 and were
characterized by complicated histories of serious congenital anomalies. Thus, the
absence of deceased persons' data will underestimate their morbidity in the under
one year and 1-4 years of age groups. Four of the six deceased persons without
data were males, and two were females. All were under five years of age. Lacking
half of the deceased persons' data would have contributed to an underestimation of
hospitalizations for treatment of congenital anomalies.

The limited information available from the record reviews (which were unlikely to
expose all hospitalizations for individuals) suggested that the analyses of
hospitalizations by cause occurring <1 year may be particularly affected by the
missing data (see section 4.4.2). The descriptive results for the types of primary
procedures were known to contain underestimates of cardiovascular procedures,
particularly <1 year (see section 4.4.3).

In summary, the analyses concerning the causes of hospitalization and types of
procedures are not generalizable beyond the group members with Saskatchewan
Health data.

2) The comparative analyses of length of stay utilized only Saskatchewan Health
separation data. If adoption, FAS morbidity and hospitalization were related, it is
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possible that the results could have been biased toward underestimation. However,
there was no practical way to assess the length of stay for missing separations.
Until more is known about these relationships, the length of stay results cannot be
inferred beyond those with hospital separation data.

The following analyses pertained to the entire study group, as they included values for all
study group members in the calculations. However, the results listed below are probably
underestimated as a result of missing data, since they are dependent upon complete counts
of separations for individuals. These results are:

1) the mean number of hospitalizations of survivors according to age group,
2) the relative frequency distributions of hospitalizations/person, and
3) the hospital separation rates.

The remaining results represent the entire study group, since additional data sources were
used to compensate for the missing Saskatchewan Health hospital separation data. These
results are:

1) the percent of male and female cohort groups experiencing at least one
hospitalization

2) percent of the same groups experiencing at least one operative procedure, and

3) the percent of newborns with morbidity.

5.1.2 Issues of external validity

The descriptive and comparative results of this study that represent the entire study group
(albeit some are possible underestimates) are not generalizable beyond similar clinical
populations of Aboriginal ethnicity, for the following reasons.

1) Eighty-eight percent (88%) of the study group were of Aboriginal ethnicity, and
Aboriginal children experience increased morbidity and mortality, and generally
poor social and economic conditions.® It is plausible that an increased risk for
FAS may exist for Aboriginal persons, based on the prevalence of alcohol abuse>
and other socioeconomic risk factors® that are contained in a current theoretical,
multifactorial model®of alcohol teratogenesis. However, selection bias must be
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entertained as a possible explanation of increased risk until more definitive
epidemiological evidence is available.

2) The persons with FAS comprising this study group were drawn from a clinical
population, primarily referred by physicians to a specialized clinic serving mentally
and physically disabled children. It is likely that not all persons with FAS were
found in this particular clinical population, and the group may have been subject to
a selection bias toward more severely affected persons. However, it has been
shown that specialized health care facilities (a neonatology practice and a clinic-
based developmental unit of a pediatric hospital) will correctly identify up to 84% of
definite or probable FAS cases in a multiple source registry system.!% While this
finding is encouraging in terms of using FAS clinical populations to generalize
findings to the whole FAS population, it must first be established that those who
are not identified by clinics do not differ from those who are identified by such
clinics.

3) The hospital separation rates for the FAS group occurred in a province displaying
either the first or second highest separation rates in Canada for the age groups
examined in this study.!® 6 The reasons for this are not completely determined.
However, Saskatchewan has had the highest per capita supply of hospital beds in
Canada,!? 124 and bed availability has been shown (in New England) to be
associated with an increased risk of hospitalization in pediatric patients, served by
community hospitals.® The actual rates are not generalizable beyond
Saskatchewan or similar environments because of these factors. The rate ratios, on
the other hand, used comparison populations in an attempt to control external
factors that could have influenced the rates.

5.2 Burden of illness: descriptive results
5.2.1 Percentage hospitalized and frequency of hospitalization

Morbidity resulting in hospitalization was high among study group members, beginning in
the newborn period. More than half of all persons with FAS in this study experienced
morbidity as newborns, and this is likely an underestimate considering the narrow criteria
of serious morbidity used to categorize the record review data. In other words, only about
46% could be described as "healthy liveborn infants". While this is not necessarily
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surprising, given the diagnostic criteria for FAS which include pre and/or postnatal
growth retardation,!3? a striking comparison can be made to Saskatchewan newborns. In
FY 1989, 65% of the total 16,849 newborn separations were classified as "healthy live
born infant" separations (calculated from data in Tables 2 and 9, in the Statistical
Supplement to the Annual Report for the Year Ending March 31, 1990122).

Overall, 83% of females and 91% of males were known to have experienced
hospitalization subsequent to the newborn separation. Even in the youngest group studied
(born in 1988-92), 71% of females and 79% of males had been hospitalized at least once,
with almost all (95%) of study group members born in 1973-1978, and aged 15-19 years
at the study's closure, having experienced hospitalization (Table 4.3). Half of all males
and 44% of all females experienced at least one inpatient operative procedure in the oldest
group (Table 4.4). The mean number of hospitalizations per person and the frequency
distributions of hospitalizations among the surviving cohort group members (Tables 4.5,
4.6 and 4.7), indicated substantial proportions of each age group of males and the three
oldest age groups of females had experienced multiple hospitalization separations. Except
for females <5 years, 39% to 69% of surviving cohorts had experienced > 6
hospitalizations per person. Results for females <5 years may be underestimated due to
missing data. Lack of similar longitudinal comparison information makes it difficult to
assess these indicators of burden of illness relative to other groups.

In summary, slightly more than half the study group were not healthy newborns, and
almost all of the study group had experienced subsequent hospitalization (excluding the
newborn stay), and many had experienced frequent rehospitalization. While these results
indicate a significant burden of illness experienced by a group, for the individual the event
of hospitalization is personally significant. For children, it is viewed as a threatening
experience accompanied by fear of physical harm and bodily injury, separation anxiety,
and loss of control.3! In addition to coping with their disabilities and complicated social
histories, sizable proportions of children with FAS have had to face the psychological
effects of repeated hospitalization experiences.
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5.2.2 Causes of hospitalization and types of operations

Examination of the causes of hospitalization was an exploratory analysis (Figures 4.1—
4.3, Tables 4.10-4.12), based on Saskatchewan Health data for the primary diagnosis.” It
was useful only for hypothesis generation. Another way to describe and compare the
leading causes of hospitalization would be to derive the hospital separation rates by cause.
This would require a larger and more complete data set than was available, to provide
sufficient stability in the numerator and denominator. (Under the circumstances, FAS data
had to be pooled over five years to achieve sufficient separations and large enough
denominators to increase the stability of the overall separation rates by age group. Stability
would be an even greater concern if the separations were classified according to numerous
ICD-9 chapters.)

Interpretation of the results concerning the leading causes of hospitalization in those with
Saskatchewan Health data is problematic. First, the data spans a considerable period of
time (20 years) making even informal, nonstatistical comparisons with other groups
difficult unless the assumption is made that external factors such as changes in treatment
and physician practices, etc. have had little influence on FAS hospitalizations. This may
not be a valid assumption, since it is known that hospitalization rates in Canada have
exhibited a fairly constant decline from 1971 to 1987.7> The cohorts contributing
separations may have experienced different hospitalization patterns because of factors that
may change over time, such as diagnostic and therapeutic technology, physician practices,
access to facilities and other environmental conditions.

Second, the problems presented by the missing data suggest that the results will
underestimate some conditions (such as congenital anomalies and perinatal conditions).
This may be particularly true in the <1 year age group, based on the assumption that those
with missing data may be more severely affected or in poorer health (deceased or
eventually adopted). Results are not generalizable beyond those with Saskatchewan Health
data.

* The primary diagnosis cannot be taken as a measure of prevalence of the specific condition within the
study group. An individual may have more than one diagnosis assigned to describe the hospitalization, but
only the most important one was provided in the data. Therefore, there may be more occurrences of a
partwular condition than is reflected in the primary diagnosis for the hospitalization. Similarly, the data for
primary procedures cannot be interpreted as providing the prevalence of specific procedures.
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In terms of the primary diagnoses in newborn separations (Table 4.9), approximately one-
third reflect serious perinatal conditions. Slow growth, fetal malnutrition, and immaturity
were responsible for 18% of the newborn stays; intrauterine hypoxia, birth asphyxia, and
other respiratory conditions were responsible for another 11% of separations; and serious
congenital anomalies were responsible for four of the six separations in this category (3%
of the total). While these specific proportions are not generalizable to the entire study
group (and are not prevalences of the conditions), they provide an indication of the
difficulties faced by some of these infants. The extent to which infants with FAS bear
serious neonatal morbidity with resulting neonatal intensive care, is a question relevant to
cost of illness analyses for FAS; Previous costing estimates have appraised the cost of
neonatal intensive care treatment for treating low birth weight.1% 67 The variety of serious
neonatal conditions found in the FAS data suggest that more descriptive work with respect
to NICU care may be needed.

Because of missing data problems, even informal comparisons involving the FAS results
for the <1 age group were not possible. Congenital anomalies and perinatal conditions are
likely underestimated (and hence, have likely influenced the results of the entire
distribution).

With respect to children with FAS (with Saskatchewan Health data) at ages 1-4, ICD-9
Chapter VI "Diseases of the Nervous System and Sense Organs" accounted for the second
largest proportion of hospitalizations. Chapter IX, "Diseases of the Digestive System,"
followed closely as the third leading cause of hospitalization. Nervous system and sense
organ conditions in the FAS children may be a relatively more frequent cause of
hospitalization than for other groups (Table 4.11). Of the nervous system and sense organ
separations for the FAS group, most involved disorders of the ear and the mastoid
process. Ear disorders (most of which were otitis media) accounted for 10% of all the
separations in this age group, and 8% of the separations in the 5-9 year olds. Comparison
of hospitalization rates by cause are required to provide more information about the
significance of ear disorders in children with FAS, in terms of hospital morbidity.
However, the results in this study, combined with descriptive results from small clinical
populations*® 120 Jend support to continued investigation of ear problems in children with
FAS.

Chapter X VII, "Injury and Poisoning," although known as a third or fourth leading cause
of hospitalization in children in general and in Registered Indian children, was a much less
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frequent cause of hospitalization in these children with FAS at age 1-4 years; accounting
for 4% of hospitalizations. For male FAS separations at age 5-9 years, injuries were the
second leading cause of hospitalization, accounting for approximately 18% of the
hospitalizations available for analysis. Injury as a cause of female separations was much
lower, at 5%. Information from a national U.S. survey indicated that developmentally
disabled children age <5 years had statistically significantly higher rates for injuries
requiring medical attention than control children, with no sex differences in rates of
injury.3? No information was specifically reported with respect to injuries resulting in
hospitalization. For older children, age 6-17 years, the same study found no difference
between developmentally delayed children and controls, and again, unlike the controls, no
sex differences. The question of the importance of injury morbidity in the FAS group
remains relevant because the learning problems and behavioural attributes that characterize
FAS may predispose this population to higher injury rates. Teens and young adults with
FAS might have disproportionate rates of injuries that require hospitalization, given the
cognitive functioning problems and behavioural characteristics of the syndrome, and the
high prevalence of secondary disabilities, such as trouble with the law, confinement and
alcohol and drug problems.!” While the results for separations at age 5-9 indicated a
problem with injuries may exist, the data for this study did not allow exploration of injury
rates or the circumstances of injuries leading to hospitalization. Descriptive information
concerning the kinds of injuries that receive medical attention, including hospitalization, is
required to draw the kinds of conclusions needed as a basis for preventive actions.

At age 5-9 years, some differences were observed in the FAS group according to gender
(Figure 4.3). For females with FAS, "Congenital Anomalies" closely followed by
"Diseases of the Nervous System and Sense Organs" were second and third leading
causes, while for males, "Injuries and Poisoning" and "Diseases of the Nervous System
and Sense Organs" were the second and third leading causes. These may be true sex-
linked differences, or they may have occurred as a result of the underestimation produced
by the missing data, and/or as a result of a variable distribution between males and females
of more complex cases. In the general population, "Injuries and Poisoning" and "Diseases
of the Digestive System" were the established second and third leading causes of
hospitalization for both sexes.

Overall, the data suggested the hypothesis that children with FAS may differ from their
reference populations in the types of conditions leading to hospitalization. Differences in
hospitalization rates by cause might be detected with sufficient data from a more
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comparable time period. Knowledge of these differences, if they exist, could be helpful in
determining what hospital morbidity could be related to FAS and what might be
considered in calculating lifetime cost estimates for the condition.

The primary operative procedures have been described and reported (Figures 4.4-4.6),
but the data's usefulness was extremely limited in terms of comparisons with other
populations. A relatively small number of primary procedures were performed over a long
period of time, in which technical and therapeutic advances may have occurred. Some
procedures highly relevant to FAS, such as surgery for cardiovascular anomalies, were
believed to be under counted in the Saskatchewan Health data set. Cardiovascular surgery
was analyzed separately using the combined data sources (Tables 4.13 and 4.14). The
importance of cardiovascular anomalies in FAS is underscored by their prevalence in this
group (17%), their contribution to hospital morbidity (slightly more than half of persons
with these anomalies underwent surgical repair), and their connection to FAS mortality.52

85



5.3  Burden of illness: comparative results of hospital utilization indicators

5.3.1 Hospital separation rates and comparisons to Saskatchewan children and
Saskatchewan Registered Indian children

The differences in hospitalization rates (Table 4.16) for children with FAS and
Saskatchewan children were not unexpected, because the former were known to have
members with complex medical problems. A striking feature of this analysis is the
magnitude of the difference in light of the possible underestimation, especially in the
groups <1 year and 1-4 years of age, where the confidence intervals for the rate ratios
showed an approximately four to six times higher separation rate in males and three to five
times higher rate in females. While the rate ratios were not as high for the 5-14 year old
group, they were still remarkable in that the FAS rates were more than double for males
and more than triple for females. For females, the existence of multiple separations
incurred by one individual with complex medical problems strongly influenced the FAS
female rate result. While pooling was used to increase stability, it was not unexpected that
persons with complex medical problems would exist in the FAS group, and incur large
numbers of separations. The apparent difference between males and females with FAS in
the 5-14 year age group may be an artifact of small numbers and the variable distribution
of some of the more complex FAS cases, or it may be a true difference.

Comparisons with the Registered Indian population groups produced inconsistent results
for males and females. In this instance, a group of children with specific morbidity, FAS,
was compared with a reference population selected to control for the socioeconomic,
sociocultural factors and health status indicators associated with ethnic identity that might
also influence FAS hospitalizations. Since the Registered Indian rates were also high, the
impact of the missing data likely was more pronounced. While FAS males consistently
demonstrated statistically significant higher rate ratios across the three age groups, females
did not. However, rate ratios for females <1 year and 1-4 years of age nearly approached
statistical significance. Underestimation due to missing data must be considered, in view
of the low proportion of females with complete data in the groups <1 year (62%) and 1-4
years of age (59%) (Table 4.15).The possibility that these female results represented the
true value cannot be ruled out, if the females in these groups were less severely affected.
With no suitable measure of severity presently available, this factor was not completely
assessed. However, the overall trend suggested by the results is one of increased
hospitalization relative to the Registered Indian population. These data lend support to the
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hypothesis that males, and possibly females, with FAS have a disproportionate burden of
illness relative to the Aboriginal population, in general. This suggests that the high rates of
hospitalization in children with FAS are not explicable solely by factors associated with
racial identity or ethnicity.

Additional studies or methods are required in order to strengthen the interpretation of the
present study's results as evidence of increased burden of illness. One other analytical
approach using the existing comparison data was rejected. Use of the one-sample sign test
with the comparison group mean* as the hypothesized value was abandoned, because the
data did not meet the assumption of a continuous variable.*¢ This test would demonstrate
low power testing the FAS medians against the comparison group means. Other methods
were rejected for this study because an equivalent data set was not available for the
comparison populations. One alternative method, not feasible at this time, could have
examined: 1) differences in the number of hospital separations per person during a year
and 2) differences in the number of hospitalization episodes per person during the year,
using a nonparametric test for two independent samples. Another alternative method
would be to determine the true rate of having at least one incidence of hospitalization
during the year for each group, apply the chi-square test of significance, and calculate the
95% confidence interval for the difference in proportions between the groups.

There are no known published reports concerning hospitalization rates for children with
FAS which can be compared with this study's results. A strong representative survey in
the U.S. compared differences in hospital utilization indicators between children with
developmental disabilities and nondisabled children (age birth to 17 years). Children with
developmental disabilities in general and children with delays in growth and development
had higher rates of hospital episodes and hospital days per 100 than nondisabled
children.?* The rate ratios for the hospital episodes (defined for the survey as number of
overnight hospital stays), calculated from the published data, demonstrated that those with
one or more developmental disabilities had 2.35 times the rate of the children with no
disability, and those with multiple disabilities (>3) had three times the rate. Children with
delayed growth and development had 4.45 times the hospitalization rate of nondisabled
children. These rate ratios show some similarity to the Saskatchewan FAS results, which

* The number of separations divided by the covered population, is the basis of the equation used to derive
the hospitalization separation rate (equation 3.1), and could be interpreted as the comparison group mean.
T An episode is a continous period of hospitalization that may contain more than one separation.
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were stratified by sex and age, but were not stratified by severity of FAS or the presence
of disabling conditions.

The question of how FAS might be related to higher hospitalization rates is important to
consider. The most obvious relationship is the condition itself and its associated
morbidity. However, there is evidence that social factors (not necessarily related to
ethnicity) may account for admissions for problems that might be treated at home in other
circumstances. Nonplanned pediatric admissions were found, in an English study, to be
influenced by the physician's perception of the parents' capacity to care for the ill child
and his or her perception of the home environment.12 The home environment may
substantially influence admissions for children with FAS since many have experienced
difficult living situations, which led to the majority not living with their biological parents
(Table 4.1). Living in a stable and nurturing home environment has been identified as the
strongest of eight factors protective for the development of secondary disabilities in
FAS.147 (Secondary disabilities were defined as mental health problems, disrupted
school experience, inappropriate sexual behaviour, trouble with the law, confinement, and
alcohol and drug problems.) The role of the home environment is a question for future
research, but an assessment of the severity of the syndrome and its associated disabling
conditions would be required in order to control the morbidity variable.

5.3.2 Length of stay comparisons

The mean length of stays for FAS children were higher than the comparison populations'
children in every age and gender group (Table 4.17). Only males and females in one age
group, (1-4 years) demonstrated a significantly greater length of stay when medians for
the comparison populations were assessed against the confidence interval for the FAS
median. Interpretation of the results is problematic since the Saskatchewan Health
separation data is an undercount of separations. Additionally, the methodology may be too
weak to detect other differences if they existed. Results were only valid for the group with
hospital separation data, and cannot be inferred to the larger FAS group. The length of
stay as an indicator of burden of illness in FAS was of limited value in this study. Further
investigation of alternative methods to compare lengths of stay for these asymmetric data
is needed to examine the question. Comparison of patient days rates per 1,000 persons
might be an option.
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5.4 Male and female differences

This study is the first known attempt to describe hospital morbidity in people with FAS,
and as such, was exploratory. Direct comparison of male and female results to one another
was not undertaken. However, some of the descriptive results appeared to suggest the
hypothesis that male and female differences might exist in morbidity resulting in
hospitalization. Results suggestive of gender differences included: 1) slight differences
were shown in Cohorts II, III, and IV with respect to having ever been hospitalized (Table
4.3), with proportionately more males than females in each group having ever been
hospitalized, and 2) with the exception of Cohort I, more males than females have
undergone inpatient surgery. Since these analyses combined data sources, the problems of
underestimation created by missing Saskatchewan Health data were minimized. The
statistical significance of apparent differences have not been tested. Other results
displaying differences, such as the mean number of hospitalizations, were dependent only
upon Saskatchewan Health hospital separation data, and their interpretation was less
certain. Variable results among male and female cohort groups were present for the mean
number of hospitalizations, with females having higher means than males in the oldest
cohorts, with the reverse observed in Cohorts III and IV. Chance, underestimates caused
by missing data, and possible differences in the severity of FAS or the prevalence of other
associated disabling conditions, or a combination of factors may be responsible for these
results.

The hospital separation rates are believed to be underestimated, especially for younger
females, possibly explaining the apparently lower female rates in the groups <1 year and
1-4 years of age. For children age 5-14 years, females had a slightly higher rate than
males, possibly explained by the strong influence of one person with a chronic disability.
Any male or female differences in the FAS group must be considered in the context of the
reference populations. Male Saskatchewan children had slightly higher hospital separation
rates than females in the three age groups examined in this study. It was noted that the
FAS rates for males and females mirrored the Registered Indian pattern, in that males in
the younger age groups had higher rates than females, while the reverse was true for
group 5-14 years of age.”

* The same pattern was observed in 1985-86 for the Saskatchewan Registered Indian population
(unpublished data obtained from Dr. L. Tan).
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While differences in morbidity leading to hospitalization are certainly possible, morbidity
may not be the only factor operating in the more frequent hospitalization of males
compared to females. A European study found female children were less likely to be
admitted to hospital than males when the diagnosis was not serious, suggesting that male
and female morbidity might be presented, perceived or treated differently. 154

An assessment of apparent differences between the sexes within the FAS study group
must use more complete data, and eliminate chance as a possible explanation. The
descriptive results of this study raised the question of gender differences in morbidity
resulting in hospitalization. If these differences truly exist, they may not be clinically
significant. The real issue is whether or not males and females differ in the severity of
their condition. A biological basis for such a difference would need to exist, and there is
some evidence from animal studies reviewed by the National Institute of Medicine

Committee to Study Fetal Alcohol Syndrome that "...males appear more susceptible than
females to the adverse effects of alcohol on brain growth (Pierce and West, 1986 )" 7

5.5  Measurement of severity

FAS is not homogeneously expressed. Persons with FAS may meet the minimal
diagnostic criteria, and have few other diagnoses, or they might have one or more of
several associated conditions including cerebral palsy, neural tube defect, and
cardiovascular anomalies. As well, their mental functioning and behavioural characteristics
are variable. A measurement tool used to classify the severity of the condition, possibly in
terms of disabilities, would assist further FAS research in controlling severity as a variable
and to help determine differences between groups.

* Pierce DR, West JR. Alcohol-induced microcephaly during the third trimester equivalent: Relationship
to dose and blood alcohol concentration. Alcohol 1986; 3:185-191.
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6. CONCLUSION

This study described the burden of illness in terms of the hospital morbidity and
utilization, for a clinical population of Saskatchewan persons with Fetal Alcohol
Syndrome of mostly Aboriginal ethnicity, born between January 1973 and November
1992. Comparisons were made between children with FAS and both Saskatchewan
children and Saskatchewan Registered Indian children.

Morbidity resulting in hospitalization was found in substantial proportion among study
group members, based on the following findings:

* 54% of all persons with FAS were conservatively estimated as possessing a
morbidity diagnosis for their newborn separation.

* 95% of all study group members had at least one hospitalization, after the newborn
admission was discounted.

* There was evidence that large proportions of surviving cohort groups at the close
of the study had experienced repeated hospitalizations. Females under age five did
not demonstrate the same level of rehospitalization, possibly because of the
underestimates caused by missing Saskatchewan Health separation data.

A greater burden of illness in children with FAS relative to Saskatchewan children was
found, as measured by hospital separation rate comparisons for the period FY 87-FY 91.

* Statistically significant higher rate ratios were present in all three age groups in
both sexes for the FAS group, at the 95% level of confidence.

A greater burden of illness in children with FAS relative to Aboriginal children (as

represented by Saskatchewan Registered Indian children) was not consistently found in
the hospital separation rate comparisons for the period FY 87-FY 91.
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o  Statistically significant higher rate ratios were found for males with FAS in all
three age groups and in females with FAS only at age 5-14 years, at the 95% level
of confidence.

»  Females <5 years of age did not exhibit significant differences (95% confidence
intervals for the rate ratios: 0.93-1.66 for females <1 year; 0.99-1.70 for females
1-4 years of age). These results may not have achieved significance because of a
possible bias toward underestimation, related to the higher proportions of missing
data in these groups. '

Additional studies or methods are required to confirm the overall trend that the high
hospitalization rates in children with FAS relative to the Aboriginal population are not
solely connected to ethnic or racial identity and its related socioeconomic and
environmental influences.

Other analyses of the burden of illness, such as the leading causes of hospitalization, types
of primary procedures performed, and length of stay, were restricted to persons
possessing Saskatchewan Health data, and yielded no generalizable information.

The descriptive and comparative results generated the hypothesis that males and females
may differ in hospital morbidity and utilization, and in the severity of their condition.
Another potential area for investigation is the role of a stable home environment (including
adoption) in the hospitalization of children with FAS.

A reliable and valid instrument to assess the severity of FAS, inclusive of its associated

disabling conditions, is needed to assist possible future research that might need to control
severity or to distinguish differences between groups.

92



10.

11.

12.

13.

14.

REFERENCES

Aase JM. The fetal alcohol syndrome in American Indians: A high risk group.
Neurobehav Toxicol Teratol 1981;3:135-156.

Aase JM. Clinical recognition of FAS Difficulties of detection and diagnosis.
Alcohol Health Res World 1994;18(1):5-9.

Aase JM, Jones KL, Clarren SK. Do we need the term "FAE"? Pediatrics
1995;95(3):428-30.

StatView® v.4.5 [Macintosh]. Berkley, CA: Abacus Concepts, Inc., 1995.

Abel EL. Fetal alcohol syndrome in families. Neurotoxicol Teratol 1988;10(1):1-2.
Abel EL. Diagnostic features of fetal alcohol syndrome. In: Abel, EL. Fetal alcohol
syndrome. Oradell, New Jersey: Medical Economics Books, 1990:55-87.

Abel EL. An update on incidence of FAS: FAS is not an equal opportumty birth
defect. Neurotoxicol Teratol 1995;17(4):437-443.

Abel EL, Hannigan JH. Maternal risk factors in fetal alcohol syndrome: Provocative
and permissive influences. Neurotoxicol Teratol 1995;17(4):445-462.

Abel EL, Sokol RJ. Incidence of fetal alcohol syndrome and economic impact of
FAS-related anomalies. Drug Alcohol Depend 1987;19(1):51-70.

Abel EL, Sokol RJ. A revised conservative estimate of the incidence of FAS and its
economic impact. Alcohol Clin Exp Res 1991;15(3):514-24.

Abkarian GG. Communication effects of prenatal alcohol exposure. J Commun
Disord 1992;25:221-240.

Adlaf EA. Alcohol and other drug use. In: Stephens T, Fowler GD, eds. Canada's
Health Promotion Survey 1990: technical report. Ottawa, Ontario: Health and
Welfare Canada, 1993:103-123.

Amaro H, Fried LE, Cabral H, Zuckerman B. Violence during pregnancy and
substance abuse. Am J Public Health 1990;80(5):575-579.

Asante KO. The importance of fetal alcohol syndrome in the handicapped
population. In: Robinson GC, Armstrong RW, eds. Alcohol and Child/Family
Health The proceedings of a conference with particular reference to the prevention
of alcohol related birth defects. Vancouver, British Columbia: B.C. FAS Resource
Group, 1988:123-134.

93



15.

16.

17.

18.

19.

20.

21.

22.
23.
24.
25.

26.

27.

28.

29.

Astley SJ, Clarren SK. A fetal alcohol syndrome screening tool. Alcohol Clin Exp
Res 1995;19(6):1565-1571.

Avard D, Hanvey L. The health of Canada's children: a CICH profile. Ottawa,
Ontario: Canadian Institute of Child Health, 1989.

Baird PA, Sadovnick AD. Mental retardation in over half-a-million consecutive
livebirths: An epidemiological study. Am J Ment Defic 1985,89(4):323-330.

Bays J. Substance abuse and child abuse. Pediatr Clin North Am 1990;37(4):881-
904.

Beattie JO, Day RE, Cockburn F, Garg RA. Alcohol and the fetus in the west of
Scotland. Br Med J Clin Res Ed 1983;287(6384):17-20.

Beckman RH. Coarctation of the aorta. In: Emmanouilides GC, Riemenschneider
TA, Allen HD, Gutgesell HP, eds. Moss and Adams Heart disease in infants and
young children. 5th ed. Baltimore, Maryland: Williams & Wilkins, 1995:1111-1133
(vol 2).

Bergeson M, Ingle D, Mckenzie E, et al. Linking multiple data sources in fetal
alcohol syndrome surveillance—Alaska. MMWR Morb Mortal Wkly Rep
1993;42(16):312-4.

Bloss G. The economic cost of FAS. Alcohol Health Res World 1994;18(1):53-54.
BMDP [VAX/VMS]. Los Angeles, CA: BMDP Statistical Software, Inc., 1990.
Boyle CA, Decoufle P, Yeargin Allsopp M. Prevalence and health impact of
developmental disabilities in U.S. children. Pediatrics 1994;93(3):399-403.

Bray DL, Anderson PD. Appraisal of the epidemiology of fetal alcohol syndrome
among Canadian native peoples. Can J Public Health 1989,80(1):42-5.

Brook MM, Heymann MA. Patent ductus arteriosus. /n: Emmanouilides GC,
Riemenschneider TA, Allen HD, Gutgesell HP, eds. Moss and Adams Heart
disease in infants and young children. Fifth ed. Baltimore, Maryland: Williams &
Wilkins, 1995:746-764 (vol 1).

Burd L, Moffatt ME. Epidemiology of fetal alcohol syndrome in American Indians,
Alaskan Natives, and Canadian Aboriginal peoples: a review of the literature. Public
Health Rep 1994;109(5):688-93.

Campbell JC, Poland ML, Waller JB, Ager J. Correlates of battering during
pregnancy. Res Nurs Health 1992;15:219-226.

Campbell MJ, Gardner MJ. Calculating confidence intervals for some non-
parametric analyses. In: Gardner MJ, Altman DG, eds. Statistics with confidence —
Confidence intervals and statistical guidelines. London: British Medical Journal,
1989:71-79.

94



30.

31.

32.

33.

34.

35.

36.

37.

38.

39.

40.

41.
42.

43.

44.

Canadian Institute of Child Health. Prevention of low birthweight in Canada:
Literature review and strategies. Ottawa, Ontario: Health Promotion Branch, Ontario
Ministry of Health, 1993.

Canadian Institute of Child Health. The health of Canada's children: a statistical
profile. (2nd ed.) Ottawa: Canadian Institute of Child Health, 1994 (vol.1).
Canadian Institute of Child Health. The health of Canada’s children: a statistical

| profile. (2nd ed.) Ottawa: Canadian Institute of Child Health, 1994 (vol.2).

Caruso K, ten Bensel R. Fetal alcohol syndrome and fetal alcohol effects. The
University of Minnesota experience. Minn Med 1993;76(4):25-9.

Centers for Disease Control. Fetal alcohol syndrome—United States, 1979-1992.
MMWR Morb Mortal Wkly Rep 1993;42(17):339-41.

Centers for Disease Control. Sociodemographic and behavioral characteristics
associated with alcohol consumption during pregnancy — United States, 1988.
MMWR Morb Mortal Wkly Rep 1995;44(13):261-264.

Centers for Disease Control. Frequent alcohol consumption among women of
childbearing age — Behavioural Risk Factor Surveillance System, 1991. MMWR
Morb Mortal Wkly Rep 1994;43:328-329,335.

Centers for Disease Control. Update: trends in fetal alcohol syndrome--United
States, 1979-1993. MMWR Morb Mortal Wkly Rep 1995;44(13):249-51.

Chavez GF, Cordero JF, Bacerra JF. Leading major congenital malformations
among minority groups in the United States, 1981-1986. MMWR Morb Mort Wkly
Rep 1988;37(SS-3):17-24.

Children of Alcoholics Foundation. Children of alcoholics in the medical system:
hidden problems, hidden costs. New York: Children of Alcholics Foundation, Inc.,
1990.

Church MW, Gerkin KP. Hearing disorders in children with fetal alcohol syndrome:
findings from case reports. Pediatrics 1988;82(2):147-54.

Clark JN. Health, illness and medicine. Toronto: McClelland and Stewart, 1990.
Coles C. Critical periods for prenatal alcohol exposure Evidence from animal and
human studies. Alcohol Health Res World 1994;18(1):22-29.

Conry J. Issues for families and communities Panel: The adolescent with FAS in
the criminal justice system. Effects of alcohol and other drugs in pregnancy: Issues
for families and communities A conference to address FAS and NAS. Vancouver,
BC, 1994:175-176.

Cordero JF, Floyd L, Martin ML, Davis M, Hymbaugh K. Tracking the prevalence
of FAS. Alcohol Health Res World 1994;18(1):82-85.

95



45.

46.

47.

48.

49.

50.

51.

52.

53.

54.

55.

56.

57.

58.

Curtis PA, McCullough C. The impact of alcohol and other drugs on the child
welfare system. Child Welfare 1993;72(6):533-542.

Daniel WW. Applied nonparametric statistics. Boston: Houghton Mifflin Company,
1978.

Daniel WW. Biostatistics: a foundation for analysis in the health sciences. (4th ed.)
Toronto: John Wiley & Sons, 1987.

Day NL. Research on the effects of prenatal alcohol exposure--a new direction. Am
J Public Health 1995;85(12):1614-5.

Day NL, Cottreau CM, Richardson GA. The epidemiology of alcohol, marijuana,
and cocaine use among women of childbearing age and pregnant women. Clin
Obstet Gynecol 1993;36(2):232-245.

Dore MM, Doris JM, Wright P. Identifying substance abuse in maltreating families:
a child welfare challenge. Child Abuse Negl 1995;19(5):531-543.

Duimstra C, Johnson D, Kutsch C, et al. A fetal alcohol syndrome surveillance pilot
project in American Indian communities in the Northern Plains. Public Health Rep
1993;108(2):225-9.

Dunne RG, Asher KN, Rivara FP. Injuries in young people with developmental
disabilities: comparative investigation from the 1988 National Health Interview
Survey. Ment Retard 1993;31(2):83-8.

Ernhart CB, Morrow-Tlucak M, Sokol RJ, Martier S. Underreporting of alcohol use
in pregnancy. Alcohol Clin Exp Res 1988;12(4):506-511.

Federation of Saskatchewan Indian Nations. Alcohol and drug abuse among Treaty
Indians in Saskatchewan. 1985.

Foetal alcohol syndrome A preventable tragedy Report of the Standing Committee
on Health & Welfare, Social Affairs, Seniors and the Status of Women. Ottawa,
Canada: House of Commons, June 1992: Third Session of the Thirty-fourth
Parliament.

Giberson PK, Weinberg J. Fetal alcohol syndrome and functioning of the immune
system. Alcohol Health & Research World 1992;16(1):29-38.

Goettler D, Pearce D. The many faces of women and substance abuse A review of
the literature. Regina, Saskatchewan: University Extension, University of Regina,
1992.

Goodman DC, Fisher ES, Gittelsohn A, Chang CH, Fleming C. Why are children
hospitalized? The role of non-clinical factors in pediatric hospitalizations. Pediatrics
1994;93:896-902.

96



59.

60.

61.

62.

63.

64.

65.

66.

67.

68.

69.

70.

71.

Graham TP, Gutgesell HP. Ventricular septal defects. /n: Emmanouilides GC,
Riemenschneider TA, Allen HD, Gutgesell HP, eds. Moss and Adams Heart
disease in infants and young children. 5th ed. Baltimore, Maryland: Williams &
Wilkins, 1995:724-746 (vol 1).

Habbick BF. Fetal alcohol syndrome: An overview, and the Saskatchewan
experience. Proceedings of the Saskatchewan Fetal Alcohol Syndrome Symposium.
Saskatoon, Saskatchewan: Saskatchewan Institute on Prevention of Handicaps,
1993:12-18.

Habbick BF, Casey RE, Nanson JL, Snyder RE. A longitudinal study of patients
with Fetal Alcohol Syndrome (A Saskatchewawn Health Research Board Research
Grant Application). Saskatoon, SK: University of Saskatchewan, 1992.

Habbick BF, Nanson JL, Snyder RE, Casey RE. Mortality in foetal alcohol
syndrome. Can J Public Health 1996;in press.

Habbick BF, Nanson JL, Snyder RE, Casey RE, Schulman AL. Foetal alcohol
syndrome in Saskatchewan: Unchanged incidence in a 20-year period. Can J Public
Health 1996;87:204-207.

Habbick BF, Zaleski WA, Casey R, Murphy F. Liver abnormalities in three patients
with fetal alcohol syndrome. Lancet 1979;1(8116):580-1.

Halfon N, Mendonca A, Berkowitz G. Health status of children in foster care. The
experience of the Center for the Vulnerable Child. Arch Pediatrics Adolesc Med
1995;149(4):386-92.

Hanvey L, Arvard D, Graham I, Underwood K, Campbell J, Kelly C. The health of
Canada’s children: a CICH Profile, 2nd Edition. Ottawa, Ontario: Canadian Institute
of Child Health, 1994.

Harwood JH, Napolitano DM. Economic implications of the fetal alcohol syndrome.
Alcohol Health Res World 1985;10:38-443,74-75.

Health and Welfare Canada. The epidemiology of mental retardation Report of the
working group (R. Haslam, chair). Ottawa: Health and Welfare Canada, 1988.
Health and Welfare Canada. The health of the Registered Indian population in
Saskatchewan. Regina: Health and Welfare Canada, Medical Services Branch,
Saskatchewan Region, 1989.

Health and Welfare Canada. Achieving health for all: a framework for health
promotion. Ottawa, Ontario: Minister of Supply and Services, 1986.

Health and Welfare Canada. The active health report on alcohol, tobacco and
marijuana. Ottawa, Ontario: Minister of Supply and Services Canada, 1989.

97



72.

73.

74.

75.

76.

71.

78.

79.

80.

81.

82.

83.

84.

85.

Health and Welfare Canada. Alcohol in Canada. Ottawa, Ontario: Minister of Supply
and Services Canada, 1989.

Health Canada. Survey on smoking in Canada, Cycle 1, Profile of women (Fact
sheet). Ottawa: Health Canada, 1994.

Hemmelgarn B, Klassen R, Habbick BF, Senthilselvan A. Use of gastrointestinal
and respiratory illness hospitalization rates as indicators of different social
influences. Can J Public Health 1993;84(2):136-8.

Hodge MJ, Dougherty GE, Pless IB. Pediatric mortality and hospital use in Canada
and the United States, 1971 through 1987. Am J Public Health 1995;85(9):1276-
1279.

Hodgson TA, Meiners MR. Cost-of-illness methodology: A guide to current
practices and procedures. Millbank Memorial Fund Quarterly/Health and Society
1982;60(3):429-462.

Hymbaugh KJ, Boyle CA, Aase JM. Age-specific differences in physical
characteristics of alcohol affected children in a special population study (Abstract
132, Research Society on Alcoholism 1993 Annual Meeting). Alcohol Clin Exp Res
1993;17(438).

Ingle D, Owen P, Jones L, Perry S, Cassidy S, Middaugh JP. Prevalence and
characteristics of alcohol consumption and fetal alcohol syndrome awareness--
Alaska, 1991 and 1993. MMWR Morb Mortal Wkly Rep 1994,43(1):3-6.

Institute of Medicine (U.S.), Division of Behavioral Sciences and Mental Disorders
Committee to Study Fetal Alcohol Syndrome. Fetal alcohol syndrome: diagnosis,
epidemiology, prevention and treatment. Stratton K, Howe CJ, Battaglia FC, eds.
Washington, D.C.: National Academy Press, 1996.

International classification of diseases, 9th revision, Clinical modification ICD-9-
CM). Los Angeles: Practice Management Information Corporation, 1992.

Jackson DB, Saunders R, eds. Child health nursing. Philadelphia: J.B. Lippincott
Company, 1993.

Johnson S, Knight R, Marmer DJ, Steele RW. Immune deficiency in fetal alcohol
syndrome. Pediatrics Res 1981;15(6):908-11.

Jones KL, Smith DW. Recognition of the fetal alcohol syndrome in early infancy.
Lancet 1973;2(836):999-1001.

Jones KL, Smith DW, Ulleland CN, Streissguth P. Pattern of malformation in
offspring of chronic alcoholic mothers. Lancet 1973;1(815):1267-71.

Kashuba S, Flowerdew G, Hessel PA, et al. Acute care hospital morbidity in the
Blood Indian Band, 1984-1987. Can J Public Health 1994;85(5):317-321.

98



86.

87.

88.

89.

90.

91.

92.

93.

94.

9s5.

96.

97.

98.

99.

Kleinbaum DG, Kupper LL, Muller KE. Applied regression analysis and other
multivariate methods. Boston: PWS-Kent Publishing Company, 1987.

LaDue RA, Streissguth AP, Randels SP. Clinical considerations pertaining to
adolescents and adults with fetal alcohol syndrome. In: Sonderegger TB, ed.
Perinatal substance abuse research findings and clinical implications. Baltimore:
John Hopkins University Press, 1992:104-131.

Last JM, ed. A dictionary of epidemiology. Second ed. Toronto: Oxford University
Press, 1988.

Lemoine P, Lemoine P. [Outcome of children of alcoholic mothers (study of 105
cases followed to adult age) and various prophylactic findings]. Ann-Pediatrics-
Paris 1992;39(4):226-35.

Little BB, Snell LM, Rosenfeld CR, Gilstrap LCd, Gant NF. Failure to recognize
fetal alcohol syndrome in newborn infants. Am J Dis Child 1990;144(10):1142-6.
Little RE, Schulz F, A., Mandell W. Drinking during pregnancy. J Stud Alcohol
1976;37(3):375-379.

Loney EA, Green KL, Nanson JL. A health promotion perspective on the House of
Commons' report "Foetal Alcohol Syndrome: a Preventable Tragedy". Can J Public
Health 1994;85(4):248-51.

Lowry RB, Andeson-Redick SK. Report from the Alberta Congenital Anomalies
Surveillance System. Bulletin of the Hereditary Diseases Program of Alberta
1992;11(4):13-15.

Lujan C, DeBruyn LM, May PA, Bird ME. Profile of abused and neglected
American Indian childlren in the southwest. Child Abuse Negl 1989;13:449-461.
Majewski F. Alcohol embryopathy: Some facts and speculations about
pathogenesis. Neurobehav Toxicol Teratol 1981;13:129-144.

Male J. Panel Presentation. Proceedings of the Saskatchewan Fetal Alcohol
Syndrome Symposium. Saskatoon, Saskatchewan: Saskatchewan Institute on
Prevention of Handicaps, 1993:50-52.

Mausner JS, Kramer JS. Mausner & Bahn Epidemiology : an introductory text.
(Second ed.) Toronto: W.B. Saunders Company, 1985.

May PA. Fetal alcohol effects among North American Indians. Alcohol Health Res
World 1991;15(3):239-248.

May PA, Hymbaugh KJ, Aase JM, Samet JM. Epidemiology of fetal alcohol
syndrome among American Indians of the Southwest. Soc Biol 1983;30(4):374-
387.

99



100.

101.

102.

103.

104.

105.

106.

107.

108.

109.

110.

111.

112.

113.

114.

McBride C, Bobet E. Health of Indian women. Ottawa, Ontario: Minister of Supply
and Services Canada, 1990.

McCormick MC. The contribution of low birth weight to infant mortality and
childhood morbidity. N Engl J Med 1985;312(2):82-90.

McCormick MC, Brooks-Gunn J, Workman-Daniels K, Turner J, Peckham GJ.
The health and developmental status of very low-birth-weight children at school age.
JAMA 1992;267:2204-2208.

McCormick MC, Shaprio S, Starield BH. Rehospitalization in the first year of life
for high-risk survivors. Pediatrics 1980;66:991-990.

McCormick MC, Workman-Daniels K, Brooks-Gunn J, Peckham GJ.
Hospitalization of very low birth weight children at school age. J Pediatr
1993;122(3):360-365.

Microsoft® Excel v.5.0 [Macintosh]. Redmond, WA: Microsoft Corp., 1994.
Miller LA, Shaikh T, Stanton C, et al. Surveillance for fetal alcohol syndrome in
Colorado. Public Health Rep 1995;110:690-697.

Morrow-Tlucak M, Ernhart CB, Sokol RJ, Martier S, Ager J. Underreporting of
alcohol use in pregnancy: relationship to alcohol problem history. Alcohol Clin Exp
Res 1989;13(3):399-401.

Morse BA, Idelson RK, Sachs WH, Weiner L, Kaplan LC. Pediatricians'
perspectives on fetal alcohol syndrome. J Subst Abuse 1992;4:187-195.

Mosby's Dictionary Medical, Nursing & Allied Health. (Third ed.) Glanze WD,
Anderson KN, Anderson LE, eds. St. Louis: CV Mosby Company, 1990.
Muhajarine N. Psychosocial, sociodemographic, and biomedical predictors of
prenatal risk behavior [dissertation] . Saskatoon, SK: University of Saskatchewan,
1994.

Musto R. Indian reserves: Canada's developing nations. Can Fam Physician
1990,36:105-108,116.

Nanson JL, Bolaria R, Snyder RE, Morse BA, Weiner L. Physician awareness of
fetal alcohol syndrome: a survey of pediatricians and general practitioners. Can Med
Assoc J 1995;152(7):1071-6.

Nanson JL, Hiscock M. Attention deficits in children exposed to alcohol prenatally.
Alcohol Clin Exp Res 1990;14(5):656-661.

Pope A, M., Tarlov AR, eds. Disability in America Toward a national agenda for
prevention. Washington, D.C.: Institute of Medicine National Academy Press,
1991.

100



115.

116.
117.

118.

119.

120.

121.

122.

123.

124.

125.

126.

127.

Porter CJ, Feldt RH, Edwards WD, Seward J, B., Schaff HV. Atrial septal defects.
In: Emmanouilides GC, Riemenschneider TA, Allen HD, Gutgesell HP, eds. Moss
and Adams Heart disease in infants and young children. Baltimore, Maryland:
Williams & Wilkins, 1995:687-703 (vol 1).

Rice DP. Cost-of-illness studies: fact or fiction? Lancet 1994;344:1519-1520.

Rice DP, Kelman S, Miller LS. Estimates of the economic costs of alcohol and drug
abuse and mental illness, 1985 and 1988. Public Health Rep 1991;106(3):280-292.
Robinson GC, Conry JL, Conry RF. Clinical profile and prevalence of fetal alcohol
syndrome in an isolated community in British Columbia. Can Med Assoc J
1987;137(August):203-207.

Rosett HL. A clinical perspective of the Fetal Alcohol Syndrome. Alcohol Clin Exp
Res 1980;4(2):119-22.

Rossig C, Wasser S, Oppermann P. Audiologic manifestations in fetal alcohol
syndrome assessed by brainstem auditory-evoked potentials. Neuropediatrics
1994;25(5):245-9.

Russell M. The impact of alcohol-related birth defects (ARBD) on New York State.
Neurobehav Toxicol 1980;2:277-283.

Saskatchewan Health. Statistical supplement to the annual report for the year ending
March 31, 1990. Regina, Saskatchewan: Government of Saskatchewan, 1990.
Saskatchewan Health. Statistical supplement to the annual report for the year ending
March 31, 1992. Regina, Saskatchewan: Government of Saskatchewan, 1992.
Saskatchewan Health Saskatchewan Hospital Services Plan. Statistical tables
supplementing the annual report 1985-86. Regina, Saskatchewan: Government of
Saskatchewan, 1986.

Saskatchewan Institute on Prevention of Handicaps. Saskatchewan fetal alcohol
syndrome needs assessment report. Saskatoon, Saskatchewan: Saskatchwan
Institute on Prevention of Handicaps, 1994.

Schulman J, Edmonds LD, McClearn AB, Hensvold N, Shaw GM. Surveillance for
and comparison of birth defect prevalences in two geographic areas — United States,
1983-88. MMWR Morb Mortal Wkly Rep 1993;42 SS-1:1-7.

Scott KA. Substance use among Indigenous Canadians. In: McKenzie D, ed.
Aboriginal substance use research issues: Proceedings of a Joint Research Advisory
Meeting of the Canadian Center on Substance Abuse and the National Native
Alcohol and Drug Abuse Program. Ottawa: Canadian Centre on Substance Abuse,
1994.

101



128.

129.

130.

131.

132.

133.

134.

135.

136.

137.

138.

139.

140.

141.

142.

Serdula M, Williamson DF, Kendrick JS, Anda RF, Byers T. Trends in alcohol
consumption by pregnant women 1985 through 1988. JAMA 1991;265(7):876-
879.

Single E, Maclennan A, MacNeil P. Horizons 1994. Ottawa, Ontario: Health
Canada and the Canadian Centre on Substance Abuse, 1994.

Smith IE, Lancaster JS, Moss-Wells S, Coles CD, Falek A. Identifying high-risk
pregnant drinkers: Biological and behavioral correlates of continuous heavy
drinking during pregnancy. J Stud Alcohol 1987;48(4):304-309.

Smyth-Staruch K, Breslau N, Weitzman M, Gortmaker S. Use of health services by
chronically ill and disabled children. Med Care 1984;22(4):310-28.

Sokol RJ, Clarren SK. Guidelines for use of terminology describing the impact of
prenatal alcohol on the offspring. Alcohol Clin Exp Res 1989;13(4):597-8.

Sokol RJ, Martier SS, Ager S, Jacbson, J. Fetal alcohol syndrome (FAS): New
definition, new propsective sample, same etiology (abstact 260: Research Society on
Alcoholism 1993 Annual Meeting). Al Clin Exp Res 1993;17(2):485.

Spohr HL, Willms J, Steinhausen HC. Prenatal alcohol exposure and long-term
developmental consequences. Lancet 1993;341(8850):907-10.

Spohr HL,, Willms J, Steinhausen HC. The fetal alcohol syndrome in adolescence.
Acta Paediatr Suppl 1994;404:19-26.

Statistics Canada. Canadian classification of diagnostic, therapeutic, and surgical
procedures. Ottawa: Minister of Industry, Science and Techology, 1986.

Statistics Canada. Hospital morbidity 1983-84 and 1984-85. Ottawa: Minister of
Supply and Services Canada, 1989.

Statistics Canada. Surgical procedures and treatments, 1989-90. Health Reports
Supplement No. 2 1992;4(1).

Statistics Canada. Hospital morbidity 1990-91. Ottawa: Minister of Industry,
Science and Technology, 1993.

Statistics Canada. Selected characteristics of persons with disabilities residing in
households 1991 Health and Activity Limitation Survey. Ottawa: Minister of
Industry, Science and Technology, 1994.

Steinhausen HC, Nestler V, Spohr HL. Development of psychopathology of
children with the fetal alcohol syndrome. J Dev Behav Pediatrics 1982;3(2):49-54.
Steinhausen HC, Willms J, Spohr HL. Long-term psychopathological and cognitive
outcome of children with fetal alcohol syndrome. J Am Acad Child Adolesc
Psychiatry 1993;32(5):990-4.

102



143.

144.

145.

146.

147.

148.

149.

150.

151.

152.

153.

154.

155.

Stephens T. Smoking among Aboriginal people in Canada, 1991. Ottawa: Minister
of Supply and Services Canada, 1994.

Strand LM, Downey W. Health databases in Saskatchewan. In: Strom BL, ed.
Pharmacoepidemiology. 2nd ed. Chichester, West Sussex: John Wiley & Sons
Ltd., 1994:217-229.

Streissguth A. A long-term perspective of FAS. Alcohol Health Res World
1994;18(1):74-81. :

Streissguth AP. Fetal alcohol syndrome in older patients. Alcohol Alcohol Suppl
1993;2:209-12.

Streissguth AP. Fetal alcohol syndrome: understanding the problem; understanding
the solution; what Indian communities can do. American Indian Culture and
Research Journal 1994;18(3):45-83.

Streissguth AP, Aase JM, Clarren SK, Randels SP, LaDue RA, Smith DF. Fetal
alcohol syndrome in adolescents and adults. JAMA 1991;265(15):1961-7.
Streissguth AP, Barr HM, Kogan J, Bookstein FL. Understanding the occurrence
of secondary disabilities in clients with fetal alcohol syndrome (FAS) and fetal
alcohol effects (FAE) Final report. Seattle, Washington: Fetal Alcohol and Drug
Unit, Dept. of Psychiatry and Behavioural Sciences, University of Washington
School of Medicine, 1996.

Streissguth AP, Clarren SK, Jones KL. Natural history of the fetal alcohol
syndrome: a 10-year follow-up of eleven patients. Lancer 1985;2(8446):85-91.
Streissguth AP, Giunta CT. Mental health and health needs of infants and preschool
children with fetal alcohol syndrome. Internal Journal of Family Psychiatry
1988;9(1):29-47.

Streissguth AP, Randels SP, Smith DF. A test-retest study of intelligence in
patients with fetal alcohol syndrome: implications for care [see comments]. J Am
Acad Child Adolesc Psychiatry 1991;30(4):584-7.

Takayama JI, Bergman AB, Connell FA. Children in foster care in the state of
Washington. Health care utilization and expenditures. JAMA 1994;271(23):1850-5.
van den Bosch WJ, Huygen FJ, van den Hoogen HJ, van Weel C. Morbidity in
early childhood: differences between girls and boys under 10 years old. Br J Gen
Pract 1992;42(362):366-9.

Warner RH, Rosett HL. The effects of drinking on offspring: An historical review
of the American and British literature. J Stud Alcohol 1975;36(11):1395-1420.

103



156.

157.

158.

159.

160.

161.

162.

163.

164.

Welty T, Cranfield LR, Selva K. Use of international classification of diseases
coding to identify fetal alcohol syndrome--Indian Health Service facilities, 1981-
1992. MMWR Morb Mortal Wkly Rep 1995;44(13):253-5, 261.

West JR, Chen WJ, Pantazis NJ. Fetal alcohol syndrome: the vulnerability of the
developing brain and possible mechanisms of damage. Metab Brain Dis
1994;9(4):291-322.

WHO. Ottawa charter for health promotion. Ottawa, Ontario: World Health
Organization, Health and Welfare Canada, and the Canadian Public Health
Association, 1986.

Williams B, Single E, McKenzie D. Canadian profile Alcohol, tobacco and other
drugs. Toronto, Ontario: Canadian Centre on Substance Abuse and Addiction
Research Foundation of Ontario, 1995.

Williams DR, Lavizzo-Mourey R, Warren RC. The concept of race and health status
in America. Public Health Rep 1994;109(1):26-41.

Wong N. Fetal alcohol syndrome in British Columbia (unpublished). Vancouver,
British Columbia: British Columbia Surveillance Registry, Ministry of Health,
1983.

Wynne J, Hull D. Why are children admitted to hospital? Br Med J 1977;2:1140-
1142.

Zeitlin H. Children with alcohol misusing parents. British Medical Bulletin
1994;50(1):139-151.

Zuberbuhler JR. Teralogy of Fallot. In: Emmanouilides GC, Riemenschneider TA,
Allen HD, Gutgesell HP, eds. Moss and Adams Heart disease in infants and young
children. Baltimore, Maryland: Williams & Wilkins, 1995:998-1018 (vol 2)

104



Appendix A Hospital Separation Rates and Average Days of Stay,
Saskatchewan Children, FY 1987 through FY 1991

Table A.1 Separation rates per 1,000 covered population for Saskatchewan children,
FY 87 -FY 91

Fiscal Year <lyear * 1-4 years 5-14 yrs
1987-88 540 188 81
1988-89 606 188 77
1990-91 563 171 74
1991-92 547 165 70

Table A.2 Average days of stay, hospital separations of Saskatchewan children,
FY 87 -FY 91

Fiscal Year <lyear * 1-4 yrs 5-14 yrs
1987-88 6.0 4.3 3.6
1988-89 5.7 4.4 3.8
1990-91 5.6 4.2 3.4
1991-92 5.5 4.1 3.3

*readmissions only, excluding newborn patients born in hospital or admitted with mother
for care.

Sources:

Statistical Supplements to the Saskatchewan Health Annual Reports, 1988, 1989, 1990,
1991, 1992.
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Appendix B Statistical Analyses of Sociodemographic Characteristics and
' Missing Saskatchewan Health Hospital Separation Data

B. Gender Cont. Table

Summary Table for Rows, Columns

Num. Missing 0
OF 2
Chi Square 1.915
Chi Square P-Value | .3839
G-Squared 1.917
G-Squared P-Value | .3836
Contingency Coef. .099
Cramer's V .099

Observed Frequencies for Rows, Columns
Column 1 Column2 Column3 Totals

Row 1 21 15 57 93
Row 2 16 14 71 101
Totals 37 29 128 194
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B. Race Cont Table 12/1/96

Summary Table for Rows, Columns

Num. Missing
DF
Chi Square

Chi Square P-Value

G-Squared

G-Squared P-Value

Contingency Coef.

Cramer's V

0

4

1.889

7561

1.789

7746

.098

.070

Observed Frequencies for Rows, Columns

Column 1 Column 2 Column 3
Row 1 31 24 115
Row 2 4 3 9
Row 3 2 2 4
Totals 37 29 128

Totals
170
16

8

194
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B. Living Status Cont. Tabl (excl. Independent); 12/1/96

Summary Table for Rows, Columns
Row exclusion: Living B SV

Num. Missing

DF

Chi Square

Chi Square P-Vaiue

G-Squared

G-Squared P-Value

Contingency Coef.
Cramer's V

0

16

40.225

.0007

414

.322

Observed Frequencies for Rows, Columns
Row exclusion: Living B SV

Row 1
Row 2
Row 3
Row 4
Row 5
Row 6
Row 7
Row 8
Row 9
Totals

Column 1 Column2 Column 3
7 6 39
0 4 13
4 0 14
5 7 33

14 10 13
0 1 8
0 0 1
1 1 2
6 0 5

37 29 128

Percents of Row Totals for Rows, Columns
Row exciusion: Living B SV

Row 1
Row 2
Row 3
Row 4
Row 5
Row 6
Row 7
Row 8
Row 9
Totals

Column 1 Column2 Column 3
13.462 11.538 75.000
0.000 23.529 76.471
22.222 0.000| 77.778
11.111 15.556 73.333
37.838 27.027 35.135
0.000 11.111 88.889
0.000 0.000| 100.000
25.000 25.000 50.000
54.545 0.000 45.455
19.072 14.948 65.979

Totals
52
17
18
45
37

9

1

4
11
194

Totals
100.000
100.000
100.000
100.000
100.000
100.000
100.000
100.000
100.000
100.000
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Percents of Column Totals for Rows, Columns
Row exclusion: Living B SV

Column 1 Column2 Column 3 Totals
Row 1 18.919 20.690 30.469 26.804
Row 2 0.000 13.793 10.156 8.763
Row 3 10.811 0.000 10.938 9.278
Row 4 13.514 24.138 25.7811 23.196
Row 5 37.838 34.483 10.156 | 19.072
Row 6 0.000 3.448 6.250 4.639
Row 7 0.000 0.000 .781 .515
Row 8 2.703 3.448 1.562 2.062
Row 9 16.216 0.000 3.906 5.670
Totals 100.000 100.000 100.000 100.000

Percents of Overall Total for Rows, Columns
Row exclusion: Living B SV

Column 1 Column2 Column 3 Totals
Row 1 3.608 3.093 20.103 26.804
Row 2 0.000 2.062 6.701 8.763
Row 3 2.062 0.000 7.216 9.278
Row 4 2.577 3.608 17.010) 23.196
Row 5 7.216 5.155 6.701 19.072

Row 6 0.000 .515 4.124 4.639
Row 7 0.000 0.000 .5156 .515
Row 8 .515 .515 1.031 2.062

Row 9 3.093 0.000 2.577 5.670
Totals 19.072 14.948 65.979 100.000

Expected Values for Rows, Columns
Row exclusion: Living B SV

Column 1 Column 2 Column 3 Totals
Row 1 9.918 7.773 34.309 | 52.000
Row 2 3.242 2.541 11.216 | 17.000
Row 3 3.433 2.691 11.876 | 18.000
Row 4 8.582 6.727 29.691| 45.000
Row 5 7.057 5.531 24,412 37.000
Row 6 1.716 1.345 5.938 9.000
Row 7 .191 .149 .660 1.000
Row 8 .763 .598 2.639 4.000
Row 9 2.098 1.644 7.258 | 11.000
Totals 37.000 29.000 128.000 194.000
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Post Hoc Cell Contributions for Rows, Columns
Row exclusion: Living B SV

Column 1 Column2 Column 3

Row 1 -1.204 -.806 1.605
Row 2 -2.096 1.039 .956
Row 3 .357 -1.867 1.109
Row 4 -1.551 .130 1.188
Row 5 3.230 2.290 -4.402
Row 6 -1.491 -.331 1.486
Row 7 -.487 -.420 .720
Row 8 .305 .570 -.682
Row 9 3.083 -1.432 -1.479 |

Cell Chi Squares for Rows, Columns
Row exclusion: Living B SV

Columnt1t Column2 Column 3

Row 1 .858 .404 .641
Row 2 3.242 .837 .284
Row 3 .094 2.691 .380
Row 4 1.495 .011 .369
Row 5 6.832 3.611 5.335
Row 6 1.716 .089 716
Row 7 .191 .149 175
Row 8 .074 .270 .155
Row 9 7.258 1.644 702
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B. Intell Cont. Tabl (excl Above Ave.) 12/1/96

Summary Table for Rows, Columns
Row exclusion: Intell B SV

Num. Missing

DF

Chi Square

Chi Square P-Value

G-Squared

G-Squared P-Value

Contingency Coef.
Cramer's V

0

10

17.872

.0572

.290

.215

Observed Frequencies for Rows, Columns
Row exclusion: Intell B SV

Row 1
Row 2
Row 3
Row 4
Row 5
Row 6
Totals

Row 1
Row 2
Row 3
Row 4
Row 5
Row 6
Totals

Column1 Column2 Column3 Totals
4 7 19 30
11 2 31 44
8 7 35 50
4 3 25 32
0 2 3 5
10 8 15 33
37 29 128 194
Percents of Row Totals for Rows, Columns
Row exclusion: Intell B SV
Column 1 Column 2 Column 3 Totals
13.333 23.333 63.333 ] 100.000
25.000 4.545 70.455| 100.000
16.000| 14.000| 70.000] 100.000
12.500 9.375 78.125} 100.000
0.000 40.000 60.000} 100.000
30.303 24.242 45,455 | 100.000
19.072 14.948 65.979 100.000
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Percents of Column Totals for Rows, Columns
Row exclusion: Intell B SV

Column 1 Column 2 Column 3 Totals
Row 1 10.811 24,138 14.844 15.464
Row 2 29.730 6.897 24.219 22.680
Row 3 21.622 24.138 27.344 25.773
Row 4 10.811 10.345 19.531 16.495
Row 5 0.000 6.897 2.344 2.577
Row 6 | ~27.027 27.586 11.719 17.010
Totals 100.000 100.000 100.000 100.000

Percents of Overall Total for Rows, Columns
Row exclusion: intell B SV

Column 1 Column2 Column 3 Totais
Row 1 2.062 3.608 9.794 15.464
Row 2 5.670 1.031 15.979 22.680
Row 3 4.124 3.608 18.041 25.773
Row 4 2.062 1.546 12.887 16.495
Row 5 0.000 1.031 1.546 2.577
Row 6 5.155 4.124 7.732 17.010
Totals 19.072 14.948 65.979 100.000

Expected Values for Rows, Columns
Row exclusion: intell B SV

Column 1 Column2 Column 3 Totals
Row 1 5.722 4.485 19.794 | 30.000
Row 2 8.392 6.577 29.031| 44.000
Row 3 9.536 7.474 32.990 | 50.000
Row 4 6.103 4.784 21.113| 32.000
Row 5 .954 747 3.299 5.000
Row 6 6.294 4.933 21.773 33.000
Totals 37.000 29.000 128.000 194.000
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Post Hoc Cell Contributions for Rows, Columns
Row exclusion: Intell B SV

Column 1 Column 2 Column 3

Row 1 -.870 1.401 -.333
Row 2 1.138 -2.201 713
Row 3 -.642 -.218 .697
Row 4 -1.036 -.968 1.587
Row 5 -1.100 1.592 -.286
Row 6 1.803 1.644 -2.732

Cell Chi Squares for Rows, Columns
Row exclusion: Intell B SV

Column1 Column2 Column 3

Row 1 .518 1.411 .032
Row 2 .811 3.185 .134
Row 3 .247 .030 .123
Row 4 .725 .665 715
Row 5 .954 2.099 .027
Row 6 2.182 1.907 2.107
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B. C-V Anomalies 12/1/96

Summary Table for Rows, Columns

Num. Missing
DF
Chi Square

Chi Square P-Value

G-Squared

G-Squared P-Value
Contingency Coef.

Cramer's V

0
4
6.103

.1916

175

.125

Observed Frequencies for Rows, Columns

Column 1 Column2 Column 3
Row 1 5 9 19
Row 2 32 19 106
Row 3 0 1 3
Totals 37 29 128

Totals
33
157

4

194
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D { E i F G H ) J K
252|B. Burden of Illness "B.Misdat.socdent” i
253 [ [
254]|Age on 11/30/92 (10 deceased removed)
255
256|Nil data ( deceased removed) Incomplete data (no deceased to excl) Complete data (deccased removgd)
257 Nil Data Incomplete Data Conylete Data
258
259{Mean 9.30658418 Mean 10.6925838 Mean 9.28307556
260|Standard Erro] 0.99023508 Standard Erro]  0.9990768 Standard Erro|  0.46375694
261]Median 10.3917808 Median 12.7945205 Median 9.32054795
262{Mode #NUM! Mode #NUM! Mode 9.81369863
263|Standard Devl 5.51339561 Standard Devl 5.38019322 Standard Devil 5.16417869
264|Sample Variarl 30.3975312 Sample Varia]  28.946479 Sample Varial 26.6687416
265|Kurtosis -1.0890497 Kurtosis -1.6389569 Kurtosis -1.1885595
266|Skewness -0.131371 Skewness 0.07193547 Skewness 0.22179936
267|Range 18.690411 Range 15.6356164 Range 18.6438356
268{Minimum 0.1369863 Minimum 3.15890411 Minimum 0.80273973
269 |Maximum 18.8273973 Maximum 18.7945205 Maximum 19.4465753
270}Sum 288.50411 Sum 310.084932 Sum 1151.10137
271]Count 31 Count 29 Count 124
272|Confidence Lg 2.02232775 Confidence Lg 2.04651835 Confidence Lg 0.91797806




911

AM { AN { AO | AP AQ AR AS |
210}Burden of lliness (Mean age at 11/30/92, excl. 10 deceased )
211}B. Burden of lliness "B.Misdat.socflem"”
212
213
214
215]Anova: Single Factor
216
217|SUMMARY
218 Groups Count Sum Average Variance
219|Nil Data 31| 288.50411| 9.30658418| 30.3975312
220}Incomplete Data 29| 310.084932| 10.6925838| 28.946479
221{Complete Data 124{ 1151.10137| 9.28307556| 26.6687416
222 184
223
224 ANOVA
225|Source of Variation 8S df MS F P-value F crit
226|Between Groups 48.224571 2| 24.1122855| 0.87239668| 0.4196985{ 3.04586933
227} Within Groups 5002.68256 181| 27.6391302
228
229 Total 5050.90713 183




Age at 11/30/92 (10 deceased removed)

Kruskal-Wallis Test for Age 11/30/92
Grouping Variable: Data Status

DF 2
# Groups ' 3
# Ties 2
H 1.593
P-Value .4510
H corrected for ties | 1.593
Tied P-Value .4510

Kruskal-Wallis Rank Info for Age 11/30/92
Grouping Variable: Data Status

Count Sum Ranks Mean Rank

Complete 124 | 11192.500 90.262

Incomplete 29 3014.500 103.948

Nil 31| 2813.000 90.742
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Appendix C

Surviving Males bom 1973-77 (3 deceased removed)

Descriptive Statistics: Hospitalizations Per Person for Males and

Females with FAS

Hospitalizations per Person with FAS
(excl. all newbom separations), Surviving
Males bom 1973-77; Sask Health data to

11/30/92, (zeros replacing blanks)

Mean 8.35294118
Standard Error 1.69978627
Median 9
Mode ) 0
Standard Deviation 7.00839832
Sample Variance 49.1176471
Kurtosis -0.7462695
Skewness 0.40889351
Range 23
Minimum 0
Maximum 23
Sum 142
Count 17
Confidence Level(85.0%) 3.6033851

Surviving Males born1978-82 ( 3 deceased removed)

Hospitalizations per Person with FAS
(excl. all newbomn separations), Surviving
Males born 1978-82; Sask Health data to

11/30/92, (zeros replacing blanks)

Mean

Standard Error
Median

Mode

Standard Deviation
Sample Variance
Kurtosis

Skewness

Range

Minimum
Maximum

Sum

Count

Confidence Level(95.0%)

7.34782609
1.855603129
3

0
8.89641754
79.1462451
1.68147341
1.46583094
32

0

32

169

23
3.84710356

Surviving Females bom 1973-77 (1 deceased removed)

Hospitalizations per Person with FAS
(excl. all newbom separations), Surviving
Females born 1973-77; Sask Health data

to 11/30/92, (zeros replacing blanks)

Mean 10.2105263
Standard Ermror 1.85210319
Median 10
Mode 15
Standard Deviation 8.07313066
Sample Variance 65.1754386
Kurtosis 0.21424121
Skewness 0.67840578
Range 28
Minimum 0
Maximum 28
Sum 194
Count 19
Confidence Level(95.0%) 3.89112743

Surviving Females bomn 1978-82 (1 deceased removed)

Hospitalizations per Person with FAS
(exci. all newbom separations), Surviving
Females born 1978-82; Sask Health data

to 11/30/92, (zeros replacing blanks)

Mean 9.30769231
Standard Error 2.92088987
Madian 4
Mode 0
Standard Deviation 14.8936744
Sample Variance 221.821538
Kurtosis 11.1103816
Skewness 3.05028818
Range 70
Minimum 0
Maximum 70
Sum 242
Count 26
Confidence Level(95.0%) 6.01568108
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Surviving Males born 1983-87 (1 deceased removed) Surviving Females bom 1983-87 (No deceased)

Hospitalizations per Person with FAS
(excl. all newborn separations), Surviving
Males bom 1983-87; Sask Health data to

11/30/92, (zeros replacing blanks)

Mean 8.63333333
Standard Error 1.10950267
Median 75
Mode 4
Standard Deviation 6.07699638
Sample Variance 36.9298851
Kurtosis -0.8926399
Skewness 0.41659291
Range 22
Minimum 0
Maximum 22
Sum 259
Count 30

Confidence Level(95.0%) 2.26918898

Hospitalizations per Person with FAS
(excl. all newborn separations), Surviving
Females born 1983-87; Sask Health data

to 11/30/92, (zeros repiacing blanks)

Surviving Males born 1988-92 (No deceased)

Mean 5.47826087
Standard Error 1.28054701
Median 4
Mode 0
Standard Deviation 6.14128773
Sample Variance 37.715415
Kurtosis 0.20965182
Skewness 1.07166442
Range 20
Minimum 0
Maximum 20
Sum 126
Count 23

Confidence Level(95.0%) 2.65569481

Hospitalizations per Person with FAS
(excl. all newborn separations), Surviving
Males bom 1988-92; Sask Health data to

11/30/92, (zeros replacing blanks)

Surviving Females born 1988-92 (1 deceased removed)

Mean 5.95833333
Standard Error 1.17411571
Median 6
Mode 0
Standard Deviation 5.75196879
Sample Variance 33.0851449
Kurtosis 1.0327196
Skewness 1.00295685
Range 22
Minimum 0
Maximum 22
Sum 143
Count 24

Confidence Level(95.0%) 2.4288401

Hospitalizations per Person with FAS
(excl. all newbomn separations) Surviving
females b. 1988-92 Sask Health data to

11/30/92, (zeros replacing blanks)

Mean 3.13636364
Standard Error 1.00280009
Median 1
Mode 0
Standard Deviation 4.70354936
Sample Variance 22.1233766
Kurtosis 3.33705297
Skewness 1.92033785
Range 17
Minimum 0
Maximum 17
Sum 69
Count 22

Confidence Level(95.0%) 2.08543732




Appendix D

Frequency Distributions of ICD-9 Primary Diagnoses

Table D.1 ICD-9 primary diagnoses for hospitalizations up to 11/30/92, persons with FAS (born 1973-
1992) while <1 year of age, excluding all newborn separations (Sask. Health Data source).

Male (all cohorts) ~ Female (all cohorts) Both Sexes

ICD-9 Chapter Hospitalizations Hospitalizations Hospitalizations
No. (%) No. (%) No. (%)

I. Infectious and Parasitic Diseases 20 (6.3) 19 (10.3) 39 (7.8)
II. Neoplasms 0 0.0) 0 0.0) 0 (0.0)
III. Endocrine, Nutritional,
Metabolic Diseases and Immunity 2 0.6) 5 2.7 7 14
Disorders
IV. Diseases of Blood and Blood- 0 0.0) 1 0.5) 1 0.2)
Forming Organs
V. Mental Disorders 2 0.6) 2 (1.1 4 0.8)
VL. Diseases of the Nervous System 33 (10.5) 9 4.9 42 84
and Sense Organs
VII. Diseases of Circulatory System 0 (0.0) 0 0.0) 0 0.0)
VIII. Diseases of Respiratory System 121 (384) 71 (38.6) 192 (38.5)
IX. Diseases of Digestive System 43 (13.7) 22 (12.0) 65 (13.0)
X. Diseases of Genitourinary System 2 0.6) 1 0.5 3 0.6)
XII. Diseases of the Skin and 7 2.2) 1 0.5) 8 1.6)
Subcutaneous Tissue
XIII. Diseases of the Musculoskele- 1 0.3) 0 (0.0) 1 0.2)
tal System and Connective Tissue
XIV. Congenital Anomalies 22 (1.0 16 8.7 38 (7.6)
XV.Conditions Originating in the 25 (7.9) 15 8.2) 40 8.0)
Perinatal Period
XVI. Symptoms, Signs, and Ill- 27 8.6) 15 8.2) 42 84)
defined Conditions
XVII. Injury and Poisoning 6 19 3 (1.6) 9 (1.8)
Factors Influencing Health Status 4 (1.3) 4 2.2) 8 1.6)
and Contacts with Health Services
TOTAL* 315 (100.0) 184 (100.0) 499 (100.0)

* may not total 100 due to rounding.
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Table D.2 ICD-9 primary diagnoses for hospitalizations up to 11/30/92, in persons with FAS (born
1973-1991), at age 1-4 Years (Sask Health Data source)

Male (all cohorts) ~ Female (all cohorts) Both Sexes

ICD-9 Chapter Hospitalizations Hospitalizations Hospitalizations
No. (%) No. (%) No. (%)

I. Infectious and Parasitic Diseases 29 8.5) 32 9.8) 61 ©.1)
II. Neoplasms 0 0.0) 1 0.3) 1 0.1)
II1. Endocrine, Nutritional,
Metabolic Diseases and Immunity 1 0.3) 4 (1.2) 5 ©0.7)
Disorders
IV. Diseases of Blood and Blood- 2 (06 1 ©03) 3 (04
Forming Organs
V. Mental Disorders 3 ©0.9) 4 (1.2) 7 (1.0)
VI. Diseases of the Nervous System 51 (14.9) 43 (13.2) 94 (14.1)
and Sense Organs
VII Diseases of Circulatory System 1 (0.3) 2 0.6) 3 04
VIII. Diseases of Respiratory System 135 (39.4) 140 429) 275 (41.1)
IX. Diseases of Digestive System 38 (11.1) 37 (11.3) 75 (11.2)
X. Diseases of Genitourinary System 10 2.9) 6 (1.8) 16 24)
XII. Diseases of the Skin and 13 (3.8) 8 2.5) 21 3.1
Subcutaneous Tissue
XIII. Diseases of the Musculoskele- 0 ©0.0) 1 0.3) 1 ©.1)
tal System and Connective Tissue
XIV. Congenital Anomalies 15 44 12 (3.7 27 4.0)
XV .Conditions Originating in the 7 2.0 3 (0.9) 10 (1.5)
Perinatal Period
XVI. Symptoms, Signs, and Ill- 19 (5.5) 17 (5.2) 36 54
defined Conditions
XVIL. Injury and Poisoning 18 5.2) 11 (34) 29 4.3)
Factors Influencing Health Status 1 0.3) 4 1.2) 5 ©.7
and Contacts with Health Services
TOTAL* 343 (100.0) 326 (100.0) 669 (100.0)

* may not total 100 due to rounding
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Table D.3 ICD-9 primary diagnoses for hospitalizations up to 11/30/92, in persons with FAS (born
1973-1987), at age 5-9 Years (Sask Health Data source)

Male (all cohorts) ~ Female (all cohorts) Both Sexes

ICD-9 Chapter Hospitalizations Hospitalizations Hospitalizations
No. (%) No. (%) No. (%)

1. Infectious and Parasitic Diseases 1 1.3) 4 (3.8) 5 .7
I1. Neoplasms 0 0.0) 0 0.0) 0 0.0)
II1. Endocrine, Nutritional, 0 0.0) 0 0.0) 0 0.0
Metabolic Diseases and Immunity
Disorders
IV. Diseases of Blood‘and Blood- 0 (0.0) 0 ©0.0) 0 ©0.0)
Forming Organs
V. Mental Disorders 0 0.0 0 0.0 0 0.0)
V1. Diseases of the Nervous System 11 13.9) 15 (14.3) 26 (14.1D)
and Sense Organs
VII. Diseases of Circulatory System 0 0.0) 0 0.0) 0 0.0)
VIII. Diseases of Respiratory System 22 (27.8) 37 35.2) 59 (321
IX. Diseases of Digestive System 9 114) 4 (3.8) 13 a1n
X. Diseases of Genitourinary System 1 (1.3) 3 29 4 22)
XII. Diseases of the Skin and 0 0.0) 4 (3.8) 4 2.2)
Subcutaneous Tissue
XIII. Diseases of the Musculoskele- 2 2.5) 1 1.0) 3 (1.6)
tal System and Connective Tissue
XIV. Congenital Anomalies 6 (7.6) 17 (16.2) 23 (12.5)
XV.Conditions Originating in the 4 5.1 2 19 6 33
Perinatal Period
XVI. Symptoms, Signs, and Ill- 6 (7.6) 7 6.7) 13 7.1
defined Conditions
XVII. Injury and Poisoning 14 a7.7 5 4.8) 19 (10.3)
Factors Influencing Health Status 3 (3.8) 6 «N)) 9 4.9)
and Contacts with Health Services
TOTAL#* 79  (100.0) 105 (100.0) 184 (100.0)

* may not total 100 due to rounding
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Appendix E Frequency Distributions of Types of Inpatient Operations

Table E.1 Types of primary operations (CCP Chapters II-XVIII) occurring in hospitalizations of
children with FAS (bom 1973-1992) under 1 year of age, up to 11/30/92 (excluding all newborn

separations).

CCP Chapter Male Female Both Sexes
Number (%) Number (%) Number (%)

II. Operations on the Nervous 11 (37.9) 1 a.7 12 (28.6)

System

III. Operations on the Endocrine 0 0.0) 0 0.0 0 0.0)

System

IV. Operations on the Eyes 0 0.0) 1 amn 1 24

V. Operations on the Ears 1 (3.4 1 a7 2 4.8)

VI. Operations on the Nose, 2 6.9) 0 0.0) 2 4.8)

Mouth, & Pharynx

VII. Operations on the 0 0.0 1 a7 1 24

Respiratory System

VIII. Operations on the 4 (13.8) 6 (46.2) 10 (23.8)

Cardiovascular System

IX. Operations on the Hemic & 0 0.0) 0 0.0) 0 0.0)

Lymphatic System

X. Operations on the Digestive 7 (24.1) 1 (1.7 8 (19.0)

System & Abdominal Region

XI. Operations on the Urinary 2 6.9 1 a.n 3 7.1

Tract

XII. Operations on the Male 1 34 0 ©0.0) 1 24

Genital Organs

XIII. Operations on the Female 0 0.0) 0 (0.0) 0 (0.0)

Genital Organs

XIV. Obstetric Procedures 0 0.0) 0 0.0) 0 0.0

XV. Operations on the 1 (34 1 .7 2 4.8)

Muscloskeletal System

XVI. Operations on the Breast 0 0.0 0 0.0) 0 0.0)

XVII. Operations on Skin and 0 0.0) 0 (0.0) 0 ©.0)

Subcutaneous Tissue

XVIL. Procedures not elsewhere 0 (0.0) 0 0.0) 0 0.0)

classified

TOTAL* 29 (100.0) 13 (100.0) 42 (100.0)

* may not total 100% due to rounding.

123



Table E.2 Types of primary operations (CCP Chapters II-XVIII) occurring in hospitalizations of

children with FAS (born 1973-1991) age 1-4 years, up to 11/30/92.

CCP Chapter Male Female Both Sexes
Number (%) Number (%) Number (%)

II. Operations on the Nervous

System 1 2.4) 1 (2.9) 2 Q.7

IIL. Operations on the Endocrine

System 0 0.0 "0 0.0) 0 0.0)

IV. Operations on the Eyes 6 (14.6) 6 (17.6) 12 (16.0)

V. Operations on the Ears 11 (26.8) 6 (17.6) 17 22.7)

VI. Operations on the Nose,

Mouth, & Pharynx 7 171D 6 (17.6) 13 17.3)

VII. Operations on the

Respiratory System 0 0.0 0 0.0) 0 0.0)

VIIIL. Operations on the

Cardiovascular System 3 (1.3) 8 (23.5) 11 14.7)

IX. Operations on the Hemic &

Lymphatic System 0 0.0 0 0.0) 0 0.0)

X. Operations on the Digestive

System & Abdominal Region 2 4.9 2 (5.9) 4 (5.3)

XI. Operations on the Urinary

Tract 0 0.0 2 5.9 2 2.7)

XII. Operations on the Male

Genital Organs 6 (14.6) 0 (0.0) 6 (8.0)

XIII. Operations on the Female

Genital Organs 0 0.0) 0 0.0) 0 (0.0)

XIV. Obstetric Procedures 0 0.0 0 0.0 0 0.0

XV. Operations on the

Mauscloskeletal System 3 a3 2 5.9 5 ©.7)

XVI. Operations on the Breast 0 0.0) 0 (0.0) 0 0.0)

XVII. Operations on Skin and

Subcutaneous Tissue 2 4.9) 1 29 3 4.0

XVIIIL Procedures not elsewhere

classified 0 0.0) 0 0.0 0 0.0)

TOTAL 41 (100.0) 34 (100.0) 75 (100.0)
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Table E.3 Types of primary operations (CCP Chapters II-XVIII) occurring in hospitalizations of

children with FAS (born 1973-1987) age 5-9 years, up to 11/30/92.

CCP Chapter Male Female Both Sexes
Number (%) Number (%) Number (%)

II. Operations on the Nervous

System 1 4.8 0 0.0 1 22

III. Operations on the Endocrine

System 0 (0.0) -0 0.0) 0 0.0)

IV. Operations on the Eyes 0 0.0 1 “4.2) 1 2.2)

V. Operations on the Ears 3 (14.3) 4 (16.7) 7 (15.6)

VI. Operations on the.Nosc,

Mouth, & Pharynx 5 (23.8) 4 (16.7) 9 (20.0)

VII. Operations on the

Respiratory System 0 0.0 0 0.0 0 0.0)

VIIL Operations on the

Cardiovascular System 4 (19.0) 5 (20.8) 9 (20.0)

IX. Operations on the Hemic &

Lymphatic System 0 0.0 0 0.0 0 0.0

X. Operations on the Digestive

System & Abdominal Region 0 0.0 3 (12.5) 3 6.7)

XI. Operations on the Urinary

Tract 1 4.8 1 4.2 2 44

XII. Operations on the Male

Genital Organs 0 0.0 0 0.0) 0 0.0

XIII. Operations on the Female

Genital Organs 0 0.0) 0 0.0) 0 0.0)

XIV. Obstetric Procedures 0 0.0) 0 0.0) 0 0.0

XV. Operations on the

Muscloskeletal System 6 (28.6) 6 (25.0) 12 (26.7)

XVI. Operations on the Breast 0 0.0) 0 0.0 0 ©0.0)

XVIIL Operations on Skin and

Subcutaneous Tissue 1 4.8) 0 0.0 1 22

XVIII. Procedures not elsewhere

classified 0 0.0 0 0.0 0 0.0

TOTAL 21 (100.0) 24 (100.0) 45 (100.0)

125



971

Appendix F Hospital Separation Rates and Ratio Ratio Confidence Interval Analyses

Male Pooled Hospital Separation Rates FY 87-FY 91 Compared to Saskatchewan and Sask. Registered

ndian Rates, H

1989-90

Numerator Denominator (no. persons in age group on June 30 of fiscdl year)
Rate/1,000
No. Separations per Fiscal Year No. Persons in Age Group on June 30 of Fiscal Year (eg. 06/30/87 for FYb7-88) persons
Age Group _[FY 87-88 FY 88-89 |FY 89-90 |FY90-91 |FY91-92 |TOTAL FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL
<1 45 39 30 7 2 123 13 9 6 4 5 37 3324.32
1-4 1 36 39 a3 29 148 20] 22 29 34 a2 137 1080.29
5-14 8 13 12 1 10 44 33 42 41 40 43 199 221.11
Hospital Separation Rat Rate Ratio |(95% Cl) Rate Ratio  [95% CI
Sask. Reg.
FAS pooled [Sask FY |[Indian FY FAS vs. FAS vs. Sask
Age Group |FY 87-FY 91 {89-90 89-90 SAsk Reg. Indian
<1 3324.32] 621.86] 1901.79 5.345766|(4.45-6.42) 1.74799377|(1.45-2.10)
1-4 1080.29] 211.01 572.55 5.119549,(4.34-6.04) 1.88679861/{(1.569-2.23)
5-14 221.11 83.04 156.76 2.662726|(1.96-3.61) 1.41046291|(1.03-1.92)
Missing Data status for all who could have theoretically contributed separations during period (will_not total pooled denoinator)
<1 FY 87-FY 91 1-4 years FY 87-FY 91 5-14 years FY 87-FY 91
No. persons |Percent No. persong Percent No. persons |Percent
Commplete (1) 23 79% Complete (1 38 81% Complete (1) 44 72%
Partial (2) 4 14% Partial (2) 7 15% Partial (2) 10 16%
Nil (3) 2 7% Nil (3) 2 4% Nil (3) 7 11%
TOTAL 29 100% TOTAL 47 100% TOTAL 61 100%




LT1

Female Pooled Hospital Separation Rates FY 87-FY 91 Compared to Saskatchewan and Sask. Registered indian Rates, FY

1989-90
Numerator Denominator (no. persons in age group on June 30 /fiscal year
Rate/1,000

No. Separations per Fiscal Year No. Persons in Age Group on June 30 of Fiscal Year (eg. 06/30/87 for FYB7-88) persons
Age Group |FY 87-88 FY88-89 [FY89-90 |FY90-91 (FY91-92 |TOTAL FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL
<1 10 8 16 2 15 51 3 6 7 5 6 27 1888.89
1-4 8 13 20 12 7 60 16] 15 20 22 21 94 638.30
5-14 15 17 7 8 13 60 42 46 43 44 47 222 270.27

Hospital Separation Rate: Rate Ratio |(95% Cl) Rate Ratio  [{(95% Cl)

Sask. Reg.

FAS pooled |Sask FY !Indian FY FAS vs. FAS vs. Sask
Age Group  |FY 87-FY 91 (89-80 89-90 SAsk Reg. Indian
<1 1888.89 469.20 1517.69 4.0257877(3.02-5.35) 1.24457769{(0.93-1.66)
1-4 638.30 161.64 490.06 3.94895211(3.03-5.13) 1.30249086{(0.99-1.70)
5-14 270.27 78.49 170.73 3.4431962|(2.65-4.47) 1.58307177{(1.21-2.07)
FEMALES
Missing Data status for all who could have theoretically contributed separations during period (will not total pogled denominatpr)
<1 FY 87-FY 91 1-4 years FY 87-FY 91 5-14 years FY 87-FY A1

No. persons | Percent No. persons | Percent No. persons _|Percent
Complete (1) 16 62% Complete (1 23 59% Complete (1) 40 66%
Partial (2) 4 15% Partial (2) 6 15% Partial (2) 10 16%
Nil (3) 6 23% Nil (3) 10 26% Nil (3). i1 18%
TOTAL 26 100% TOTAL 39 100% TOTAL 61 100%




Hospital Separation Rate Ratios and Confidence Intervals
(all denominators calculated based on the number of persons of that age on June 30 of the
fiscal year)

Males <1 year, FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-90
$ run canf_ratio
Please enter the mmber of episodes followed by the
denaminator: quantities should be separated by a ,)
123,37
Please enter the number of episodes followed by the
denominator: quantities should be separated by a ,)
5052, 8124
Lower limit, ratio and upper limit
for the 95% CI are given below:
4.451094902043578 5.345766193747191 6.415625868450488
FORTRAN STOP

Males 1-4 years, FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-90
$ run Conf_ratio
Please enter the mmber of episodes followed by the
denaminator: quantities should be separated by a ,)
148,137
Please enter the mmber of episodes followed by the
denaminator: quantities should be separated by a ,)
7346,34813
Lower limit, ratio and upper limit
for the 95% CI are given below:
4.335331683045884 5.119548649545609 6.042308428972232
FORTRAN STOP

Males 5-14 years FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-90
$ run conf_ratio
Please enter the mumber of episodes followed by the
denaminator: quantities should be separated by a ,)
44,199
Please enter the muber of episodes followed by the
denaminator: quantities should be separated by a ,)
6989, 84167
Lower limit, ratio and upper limit
for the 95% CI are given below:
1.955889543670181 2.662725560841840 3.612554239949542
FORTRAN STOP ‘
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Males <1 year, FAS pooled rate FY 87-FY 91 vs. Sask. Registered Indian
rate FY 89-90 ’
$ run conf_ratio
Please enter the mumber of episodes followed by the
denaminator: quantities should be separated by a ,)
123,37
Please enter the rmumber of episodes followed by the
dencminator: quantities should be separated by a ,)
2014,1059
Lower limit, ratio and upper limit
for the 95% CI are given below:
1.450642652678068 1.747993773316514 2.104803960007928
FORTRAN STOP

Males 1-4 years, FAS pooled rate FY 87-FY 91 vs. Sask. Registered
Indian rate FY 89-90
$ run conf_ratio
Please enter the nmumber of episodes followed by the
denaminator: quantities should be separated by a ,)
148,137
Please enter the mumber of episodes followed by the
denaminator: quantities should be separated by a ,)
2328,4066
Lower limit, ratio and upper limit
for the 95% CI are given below:
1.592105384038535 1.886798605362831 2.234842097582641
FORTRAN STIOP

Males 5-14 years, FAS pooled rate FY 87-FY 91 vs. Sask. Registered
Indian rate FY 89-90
$ run conf_ratio
Please enter the nmumber of episodes followed by the
denominator: quantities should be separated by a ,)
44,199
Please enter the mumber of episodes followed by the
dencminator: quantities should be separated by a ,)
1208,7706
Lower limit, ratio and upper limit
for the 95% CI are given below:
1.031218640670753 1.410462910579387 1.922657285088411
FORTRAN STOP
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Hospital Separation Rate Ratios and Confidence Intervals
(all denominators calculated based on the number of persons of that age on June 30 of the
fiscal year)

Females <1 year, FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-90
S rm conf_ratio
Please enter the muber of episodes followed by the
dencminator: quantities should be separated by a ,)
51,27
Please enter the rumber of episodes followed by the
dencminator: quantities should be separated by a ,)
3671,7824
Lower limit, ratio and upper limit
for the 95% CI are given below:
3.021991868671609 4.025787705439027 5.348318334646116
FORTRAN STOP

Females 1-4 years, FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-90
$ run Caonf_ratio
Please enter the muber of episodes followed by the
denominator: quantities should be separated by a ,)
60,94
Please enter the muber of episodes followed by the
dencminator: quantities should be separated by a ,)
5335,33006
Lower limit, ratio and upper limit
for the 95% CI are given below:
3.034872853551405 3.948952122674430 5.127312398410968
FCRTRAN STOP

Females 5-14 years FAS pooled rate FY 87-FY 91 vs. Sask. rate FY 89-
920

$ run conf_ratio
Please enter the mmber of episodes followed by the
denaminator: quantities should be separated by a ,)
60,222
Please enter the muber of episodes followed by the
denaminator: quantities should be separated by a ,)
6315,80452
Lower limit, ratio and upper limit
for the 95% CI are given below:

2.646798878219877 3.443196165286427 4.469596380063133
FORTRAN STOP
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Females <1 year, FAS pooled rate FY 87-FY 91 vs. Sask. Registered
Indian rate FY 89-90

Please enter the rumber of episodes followed by the
denominator: quantities should be separated by a ,)
51,27
Please enter the rnumber of episodes followed by the
denominator: quantities should be separated by a ,)
1501, 989
Lower limit, ratio and upper limit
for the 95% CI are given below:
0.9315657724670002 1.244577688948109 1.658257097578277
FORTRAN STOP

Females 1-4 years, FAS pooled rate FY 87-FY 91 vs. Sask. Registered
Indian rate FY 89-90

$ run Canf_ratio
Please enter the mumber of episodes followed by the
denaminator: quantities should be separated by a ,)
60,94

Please enter the mumber of episodes followed by the
dencminator: quantities should be separated by a ,)
1898,3873
Lower limit, ratio arnd upper limit

for the 95% CI are given below:

0.9983120015587798 1.302490863843239 1.695741048804916
FORTRAN STOP

Females 5-14 years, FAS pooled rate FY 87-FY 91 vs. Sask. Registered
Indian rate FY 89-90

$ run Conf_ratio
Please enter the number of episodes followed by the
denominator: quantities should be separated by a ,)
60,222
Please enter the number of episodes followed by the
denominator: quantities should be separated by a ,)
1283,7515
Lower limit, ratio and upper limit
for the 95% CI are given below:

1.210963821522536 1.583071770133345 2.065162262508301
FORIRAN STOP
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Reproduced from: Statistical Supplement to the [Saskatchewan Health] Annual Report
for the Year Ending March 31, 1990. Regina: Government of Saskatchewan, 1990.

Section 1 - A-
Utilization of Hospltal Serv1ces by Saskatchewan Residents

(Continued)

Table 7 depicts inpatient separations and patient days by sex and age group together
with corresponding rates per 1,000 population. Figure 3 illustrates the percentage
distribution of the provincial population and patient day utilization according to age
group, and Figure 4 shows patient day and separation rates per 1,000 population.

Table 7. Inpatient Separations and Patient Days by Sex and Age Gfoup
with Corresponding Rates per 1,000 Population, Including Qut-
of-Province Hospitalizations, April 1, 1989 - March 31, 1990

All
Level 6 Ages Under 1* 14 5-14 15-24 25-44 45-64 65+
Covered Population -
Both Sexes .......... 1,036,862 | 15,948 | 67,819 | 164,619 | 158,286 | 314,461 | 179,394 | 136,335
Male .oooeicrncenenens 519,473 8,124 | 34,813 | 84,167 | 81,188 | 160,651 | 89,754 | 60,776 -
Femaile ................ 517,389 7,824 |33006| 80452 77,008 | 153,810 | 89,640 | 75559
Separations )
Both Sexes .......... 206,796 8,723 | 12,681 { 13304 | 23257 | 44,473 | 34,135| 70,223
89,289 5,052 7,346 6,989 5837 | 12480 17,015| 34,580 .
117,497 3,671 5335 6315} 17420| 31993 17,120 35, 643
1,000 Covered :
547 187 81 147 141 190 515
622 211 83 72 78 190 569
469 162 78 226 | - 208 191 472
48,110 | 56,264 |- 45,720 | 94,080 | 214,776 | 251,075 | 818,381
Male .......ccvecenne. 692,575 28,665 | 31,972 24404 | 24910 | 67,068 | 129,397 | 386,159
Female ................ 835,831 | 19,445 (24292 21,316 | 69,170 | 147,708 } 121,678 | 432222 -
Days Per 1,000 ) s
Covered o
Both Sexes .......... 1,474 3.017 830 ‘278 594 683 1,400 6,003
1,333 3,528 918 290 307 417 1,442 6,354 .
1,615 2,485 736 - 265 897 960 1357 - 5. 720 .
Average Days of . .
Stay o : .' 2
Both Sexes .......... 74 55 44 34 40 48| ‘T4 117
7.8 5.7 44 35 43 5.4 76 12
7.1 5.3 4.6 34 4.0 46 74 - 124

* The under 1 age group includes children born in 1989-90 who were re-admitted to hospital in 1989-90 and
excludes newborn panents bormn in hospital or admitted with their mother for care.
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Appendix G Length of Stay Comparisons
A | B 1 C i D |l E 1 F | G 1 H 1 J L M

1_|FAS Male Pooled Days of Stay FY 87-FY 91 Compared to Saskatchewan and Sask. Reglstered Indian Days ot Stay, FY 1989-90.
2
3 _{Numeralor Denominator
4 No. Patlent Days per Fiscal Ye: No. Separations in Age Group per Fiscal Year
§ JAge Group |FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL
6 <1 389 257 363 93 13 1115 45 39 30 7 2 123
7 |14 58 295 330 238 164 1085 11 36 39 33 29 148
8 [5-14 58 48 76 4 51 237 8 13 12 1 10 44
9
10 JAge Group _|Average Days ot Stay (SD) Medlan Days of Stay (95% Cl)

Sask. FY 89-

90 (calculated

FAS Pooled FY Sask. Reg. from grouped | Sask. FY 89- |Sask. Reg.
11 87-FY 91 Sask. FY 89 |indian FY 89 FAS Pooled FY 87-FY 91 data) 90 (rounded ) |Indlan FY 89
12 j<1 9.07 (7.93) 5.7 6.95 (8.77) 7 {5-8) 534 5 5
13 §1-4 7.33 (5.80) 4.4 6.23 (7.66) 6 (5-7) 3.61 4 4
14 {5-14 5.39 (7.27) 35 4.35 (6.89) 4 (34) 2.96 3 3
15
Males < 1 Year of Age Days of Males 1-4 Years Days of Males 5-14 Years Days of
Stay: FAS Pooled Stay: FAS Pooled Stay: FAS Pooled
16 FY 87-FY 91 FY 87-FY 91 FY 87-FY 91
17
18 jMean 9.06504065 |Mean 7.33108108 Mean 5.38636364
19 |Standard Erro 0.715467601 Standard Error| 0.47664604 Standard Error|  1.09641734
20 {Medlan 7 Median 6 Medlan 4
21 |Mode 5 Mode 4 Mode 4
Standard
22 |Standard Dev 7.934919543 Devlation 5.79864928 Standard Devlé 7.27280986
Sample

23 |Sample Varlall  62.96294815 Variance 33.6243335 Sample Varian{ 52.8937632
24 IKurlosls 5.243542496 Kurtosis 4.66293087 Kurtosls 15.8455615
25 |Skewness 2.119235678 Skewness 1.83115373 Skewness 3.7642563
26 |Range 43 Range 35 Range 41
27 |Minimum 1 Minimum 1 Minimum 1
28 |Maximum 44 Maximum 36 Maximum 42
29 |sum 1115 Sum 1085 Sum 237
30 {Count 123 Count 148] Count 44
31 [Confldence Ld  1.416340821 Confldence Ley 0.941 96312T Confidence Ley 2.21113478
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37 |Males with FAS: calculation of 95% confidence interval for median days pf stay
38
39 |<1 year
40
41 [r=n/2-{N,_. x (¥ n)/2} where n= sample size; N1-o = appropriate vhiue
42 |s= 14 n/2+ {N,. X (n)2} |o=.05 from standard Normal distribution for the 100(1-a/2) percentile.
43 |n n2 N. |cny2 r=n/2-{N,.. X (¥ n)/2} * " rounded |Observation value
4 123 61.5 1.96| 5.545268253| 50.6312742 51 5
45
46 s= 1402+ (N, x (¥ n)/2 *s* rounded
47 73.3687258 73 8
48
49 |1-4 years
50
51 Jr=n/2-{N,.. x (¥ n)/2}
52 [s= 1+ n2+ (N, . X (Vn)2} [e=05
53 |n n2 N. |¢nye r=n/2-{N,_, X (N n)/2} *r* rounded |Observation value
54 148 74 1.96] 6.08276253] 620777854 62 5
55
56 s= 1+ 02+ (N X (¥ n)2 *s" rounded
57 |s=1+n/2+(N1-a/2 X sq root n/2) 86.9222146 87 7
58 .
59
60 |5-14 years
61
62 [r=n/2-{N,.. X (¥ n)/2}
63 [s= 1+ n2+ (N X (Y )2} [a=05
64 In n2 N o n)2 r=n/2-{N,_.x (¥ n)2} * 1" rounded |Observation value
65 44 22 1.96] 3.31662479! 154994154 15 3
66
67 s= 14+ n/2+ {N,, X )2 *s" rounded
68 29.5005846 20 4
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1_|Female FAS Pooled Days of Stay FY 87-FY 91 Compared to Saskatchewan and Sask. Registered Indlan Days ot Stay, FY 1989}90.
2
3_JNumerator Denominator
4 No. Patient Days per Fiscal Yeay No. Separations in Age Group per Fiscal Year
5 JAge Group [FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL FY 87-88 FY 88-89 FY 89-90 FY 90-91 FY 91-92 TOTAL
6 j<1 87 94 91 4 293 569 10 8 16 2 15 51
7 114 70 68 157 67 72 434 8 13 20 12 7 60
8 {5-14 64 287 48 39 113 551 15 17 7 8 13 60
9
10 |Age Group |Average Days of Stay (SD) Median Days of Stay (95% Cl)
Sask. FY 89-
90 (calculated
FAS Pooled FY Sask. Reg. trom grouped | Sask. FY 89- |Sask. Reg.
1 87-FY 91 Sask. FY 89 |Indlan FY 89 FAS Pooled FY 87-FY 91 data) 90 (rounded) |Indian FY 89
12 j<1 11.17 (14.11 53] 6.32(6.37) 5 (5-8) 5.33 5 5
13 114 7.23 (5.23) 46| 5.90 (5.35) 6 {5-8) 3.76 4 4
14 j5-14 9.18 (13.83) 34] 3.91(437) 4 (3-7) 3.00 3 3
15
Females < 1 Year of Age Days Females 1-4 Years Days of Females 5-14 Years Days
of Stay: FAS Pooled Stay; FAS Pooled of Stay: FAS Pooled
16 FY 87-FY 91 FY 87-FY 91 FY 87-FY 91
17
18 |Mean 11.15686275 Mean 7.23333333 Mean 9.18333333
19 |Standard Erro 1.975412104 Standard Erro]  0.67496251 Standard Erro]  1.78545468
20 {Medlan 5 Medlan 6 Medlan 4
21 |Mode 5 Mode 5 Mode 1
22 {Standard Devi 14.10726416 Standard Devl 5.22823711 Standard Devl  13.8300724
23 |Sample Variarl 199.014802 Sample Variail 27.3344633 Sample Varlan  191.270904
24 |Kurlosls 6.062730733 Kurtosls 5.23061017 Kurtosis 10.5937641
25 jSkewness 2.379302211 Skewness 1.83816552 Skewness 3.21819282
26 |Range 70 Range 29 Range 65
27 |Minimum 1 Minimum 1 Minimum 1
28 |Maximum 71 Maximum 30 Maximum 66
29 |Sum 569 Sum 434 Sum 551
30 jCount 51 Count 60 Count 60
31 |Confidence L¢ 3.9677336 Confldence Lg 1.35059828 Confidence L 3.57269031
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| 39 |Females with FAS: calculation of 85% confidence Interval for median days of stay
40
41 |<1 yoar
42
43 [r=n/2-[N,. X (¥ n)/2} where n= sample size; N1-o = appropriate yalue
44 |s=1+n2+ {N,. X (n)2} |a=05 from standard Normal distribution for the 100(1-a/2) perceptile.
45 [n n2 N. |&ne r=n/2-{N,_.x (¥ n)/2} *rrounded |Observation Value
46 51 255 1.96| 3.57071421] 18.5014001 19 5
47
48 s= 1+ n2+ (N, . X (¥ n)/2 “s* rounded
49 33.4985999 33 8
50
51 |1-4 years
52
53 [r=n/2-{N,.. x (¥ n)/2}
54 |s= 14+ 02+ {N.. X (Y n)2) |o=.05
55 |n n/2 Nie " n)2 r=n/2-{N,.. X (¥ n}/2} *r rounded |Observation
56 60 30 1.96| 3.87298335| 22.4089526 22 5
57
58 s= 1+ 02+ (N, x (Y n)2 *s* rounded
§9 |s=1+n/2+{N1-a/2 x sq root n/2) 38.5910474 39 8
60
61
62 |5-14 years
63
64 [r=n/2-{N, . x (¥ n¥2}
65 |s= 14+ n/2+ {N.. X (¥ n)2} [0=05
66 In In/2 Ni. )2 r=n/2-{N,_. X (Y n)/2} *r"rounded |[Observation
67 60 30 1.96] 3.87298335] 224089526 22 3
68
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1_|Median

2 |n= number of observatiotls

3 |n/2=median observation |

4 |L=true lower limit of interval containing the median

5 |j=number of observations stili lacking to reach the median, afler the lower limit of the interval containing the median
6 | has been reached; =[(n/2) - cumuiative frequency of intervals preceeding the interval containinig the median]
7 |f=frequency of the interval containing the median

8 |U, = true upper limit of the interval containing the median

9 _[L = true lower limit of the interval containing the madi

10

1

12

13 | Saskatchewan Males 1989-80

14 |Age Group n n2 L i f, U-L, [Median =L + (/f)(U-L)
15 | <1 year 5052 2526 4 405 1807 6] 5.34477034

16 |1-4 years 7346 3673  0.001 3673 4073 3.999] 3.60726737

17 |5-14 years 6989 3494.5{ 0.001 3494.5 4716| 3.999| 2.96421151

18

19
20
21 |Saskatchewan Females 1989-80
22 |Age Group n n2 L j fi U- L, |Median = L + (yf)}(U-L)
23 | <1 year 3671 1835.5 4 3035 1366 6| 5.33308931

24 {1-4 years 5335 2667.5{ 0.001 2667.5 2838| 3.999 3.75975

25 {5-14 years 6315 3157.5| 0.001 3157.5 4207| 3.999| 3.00238876
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Reproduced from: Statistical Supplement to the [Saskatchewan Health] Annual Report
for the Year Ending March 31, 1990. Regina: Government of Saskatchewan, 1990.

Saskatchewan Health

Section 1 -
Utilization of Hospital Services by Saskatchewan Residents

(Continued)

Patient age and sex are extremely important factors influencing hospital utilization and
length of stay. Although the over 65 age groups represent approximately 13% of the
Saskatchewan population they account for over 53% of inpatient days. As the over 65

age group increases as a proportion of the province’s population, the total provincial
utilization rate will increase.

s

Table 6. Separations and Patient Days by Age, Sex and Length of Stay
For Inpatients, Including Out-of-Province Hospitalizations,
April 1, 1989 — March 31, 1990

Newborn Total
Length of Stay in Days Number | Percent | Number | Percent
Separations by
Length of Stay
Males
Total 8,709 100.0 89,299 | 100.0
1-3 2813 323 36,216 40.6
49 2.100 58.6 27,341 306
(-W“\‘? 165 19 11,454 128
20-29 39 04 3,014 34
30-59 .o 54 0.6 2,065 23
60-89 16 0.2 447 05
90+ 522 6.0 8,762 9.8
Females
TOMI .ocucireentnriassernretas it s e s sas b a bR aR s ek ek e s e mab e st bbbt sn b as 8,140 100.0 117,497 100.0
1-3 2,881 35.4 46,313 394
4-9 4489 55.1 41,670 355
1019 129 16 12,149 10.3
20-29 46 0.6 3,022 26
30-59 54 0.7 2272 19
60-89 13 0.2 473 0.4
90+ 528 6.5 11,598 99
Patient Days by
ot
Total 43,107 1000 | 692,575°1 100.0
1-3 7,386 171 |~68,759 99
49 25,285 58.7 161,817 234
1018 2143 50 150,964 18
20-29 833 22 71,490 10.3
30-59 2322 54 82,656 119
60-89 1,140 26 31,978 46
90+ 3,898 9.0 124911 18.0
Females .
Total R 38,577 1000 | 835831 | 1000
13 7.716 2.0 89,733 10.7
49 . 21,839 566 | 239,765 287
10-19 1,678 43 160.184 19.2
20-29 1,070 28 71.474 86
30-59 2,209 57 90,246 108
60-89 a37 24 33916 4.1
90+ : 44 3128 8.1 | 150,513 18.0
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Saskatchewan Health

\
Section1 -
Utilization of Hospital Services by Saskatchewan Residents

(Continued)

Table 6 summarizes hospitai utilization by length of stay according to age group and sex. Forty percent of adult and child
separations invoived stays of 3 days and undet. . .

ACuits and Chaidren 0v Age n Years
Unoer t 1 104 51014 1510 24 2510 44 451064 65
Numoer. | Percart | Number | Percent | Number | Percert Numpber | Percant | Number | Percent | Number Percent | Numoer | Percert
Separatons by
Lengm of Stay
Maias
5.052 1000 7.348 100.0 £.989 1000 1000 12480 | 1000 17015 | 1000 345%0 | 1000
420 F073D sS4 *(m 675 é.% 614 8.448 Sv7 8.354 73 [ 3 -«] =8
a__% 3S8 87 188 1 2.4 3.508 a1 5615 0 11,788 40
51 102 489 &7 195 28 248 42 -] 74 - 2357 139 [ %7, 194
98 19 81 13 ] 48 Q.7 78 13 55 20 565 a3 1913 55
48 (3] 33 05 -4 05 55 09 149 12 334 20 1414 41
5 0.1 7 0.1 4 0.1 4 0.1 35 03 2 04 320 1]
480 9 nr 98 [.14] 97 507 87 1,158 93 1718 10.1 A5 102
Fammes
kX141 100.0 5.33. 1000 6315 100.0 17420 100.0 31,953 1000 17,120 | 1000 35643 | 1000
1532 [ 417 532 @ 66.6 @ 509 | 13933 | 46 8284 | B7 | 8ES7T ( 243
@ 372 1523 285 p 210 36.1 13235 | 414 81271 358 | 11p01| 331
27 89 350 66 12 27 440 25 1359 42 2.187 128 7314 | - 208
S0 1.4 63 12 2 0s 83 05 8 Qa7 455 27 2101 59
2 [:X) 35 0.7 2 04 55 03 180 o8 25 17 1,682 47
4 01 1 0.0 5 Q.1 7 0.0 b4 8} 52 03 3 11
370 101 525 98 552 8.7 1.679 9.6 3.021 9.4 1,720 100 am 105
Puatiere Days by
Length ot Stay
Mains
28.665 100.0 31972 100.0 24,404 100.0 24810 100.0 67.068 1000 | 129397 | 1000 | 388159 100.0
4339 151 7619 238 8515 349 6,494 26.1 11,792 1786 12.269 95 17.721 46
10.223 357 11.013 344 7.086 230 7.364 296 19.804 25 33,537 =9 72790 1838
6.526 28 6307 19.7 2.480 102 3195 128 11,967 178 30,840 238 83649 22
2.272 78 1,457 46 1,095 45 182 73 6.170 92 13,523 105 45,151 1.7
1.831 6.4 1,385 43 1.251 - 51 2,076 83 6,007 30 13,136 102 56.970 148
368 13 508 16 294 1.2 252 10 2.482 7 5.120 40 22.954 59
3.106 108 3.683 s 3.683 15.1 3.707 48 8.846 132 20972 162 80914 210
Femawes
19,445 100.0 24,292 100.0 21.316 1000 .69.170 100.0 147,708 100 | 121678 | 1000 432222 100.0
3.076 158 5.300 218 7.980 374 16,740 242 26.852 182 11,925 98 17,860 41
1727 397 8603 354 7.005 329 33.080 478 72.508 491 37.764 310 73078 169
4165 214 4.500 185 2208 103 5513 80 17158 | n6 | 28252 | 232 | sgasz | 20m
1,164 8.0 1.483 6.1 762 36 1.969 28 5636 | 38 10.755 88 49835 15
839 43 1343 5.5 902 42 2.085 30 6.944 ‘ a7 11,433 94 66.700 15.4
288 15 66 23 366 w7 498 0.7 1.965 | 13 3,669 o 27.064 | 63
2.186 12 2987 123 2.098 38 9.285 134 16644 | 1173 17.880 47 Naa3I | 210
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