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people: a systematic review and meta-analysis
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K. Dunn, S.-A. Cooper & D. Kinnear

Institute of Health and Wellbeing, College of Medical, Veterinary and Life Sciences, University of Glasgow, Glasgow, UK

Abstract

Background Mothers of people with intellectual
disabilities (IDs) face exceptional challenges and may
be more prone to experiencing mental ill-health
compared with mothers of typically developing
people. These mental ill-health problems may differ at
different stages of the caregiving trajectory. However,
there is no evidence synthesis on this topic. We aimed
to systematically review evidence in this area and
identify gaps in the existing literature.

Method Prospero registration: CRD42018088197.
Medline, Embase, CINAHL and PsycINFO
databases were searched. No time limits were applied.
Studies were limited to English language. Inclusion
criteria were studies of mothers of people with IDs
that also included a comparison group of mothers of
typically developing/developed children. Data were
extracted from selected studies using a structured
database. Study selection and quality appraisal were
double rated. Where possible, meta-analyses were
performed.

Correspondence: Dr Deborah Kinnear, Institute of Health and
Wellbeing College of Medical, Veterinary and Life Sciences Mental
Health and Wellbeing, University of Glasgow, 2nd Floor, Admin
Building Gartnavel Royal Hospital 1055 Great Western Road
Glasgow, G12 oXH. Tel. +44 (0) 141 211 0688. (e-mail: deborah.
kinnear(@glasgow.ac.uk).

Results  Of the retrieved articles, 32/3089 were
included, of which 10 reported on anxiety, 21 on
depression and 23 on other indicators of mental
ill-health. Overall, previous studies reported that
mothers of people with IDs experienced poorer
mental health as compared with mothers of typically
developing people. Meta-analyses revealed significant
findings for anxiety, depression, parenting stress,
emotional burden and common mental disorders, but
not for somatic symptoms. However, there was a
considerable heterogeneity; hence, interpretation of
results should be cautious. Identified gaps included
scarce research on mental ill-health of mothers of
adults with IDs at different stages of the caregiving
trajectory.

Conclusions There is evidence of poorer mental
ill-health in mothers of people with IDs compared
with mothers of typically developing people, but
lack of focus on different stages of the caregiving
trajectory, methodological inconsistencies between
studies and lack of robust studies pose

limitations. This highlights the need both for
improved support for mothers of people with

IDs and for further methodologically robust
research.

Keywords anxiety, depression, intellectual
disabilities, mental health, mothers, systematic review
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Background

Reviews of evidence on prevalence of mental
ill-health

Mothers of children with intellectual disabilities (IDs)
have been reported to have poorer mental health
compared with other carer groups (e.g. those
supporting a child with physical disabilities or an
elderly parent with dementia) (Pinquart and
Sorensen 2003). These mothers also appear to have
more depressive, anxiety and stress symptoms than
fathers of children with IDs (Singer 2006; Montes
and Halterman 2007; Cairns ez al. 2012, 2014; Giallo
et al. 2015). However, most studies include small and
highly selective samples, without comparison groups
of parents of typically developing children (e.g. Chen
et al. 2001; Azeem et al. 2013; Dawson et al. 2016;
Rimmerman ez al. 2018). We believe that research
including large samples with comparison groups of
mothers of typically developing people is important to
undertake in view of health inequalities potentially
associated with IDs. Should such associations be
found, there would be implications for family systems
and child development, particularly given the
potential to then advocate for early preventative
interventions.

A brief narrative overview of studies on mental
health needs of parents with IDs reported a high
prevalence of mental health needs in this population.
However, the review was not systematic, and included
studies without comparison groups of mothers of
typically developing children (O’Keeffe and
O’Hara 2008). A further systematic review found an
association between positive impact of caring for a
child with IDs and wellbeing in parents of children
with IDs, with poor wellbeing accompanied by lower
positive perceptions and higher negative perceptions
of caregiving. However, this relationship was affected
by extraneous variables including partner wellbeing,
challenging behaviour, and syndrome characteristics
(Horsley and Oliver 2015).

A research critique (Bailey ez al. 2007) and two
meta-analyses (Singer 2006; Miodrag ez al. 2015) on
maternal depression and stress in families of children
with various disabilities or chronic health conditions
reported that mothers of children with disabilities
exhibited higher rates of depressive symptoms, stress
and clinical levels of depression. A literature review of
studies on stress, poor sleep and wellbeing in mothers

of children with developmental disabilities found that
they experienced more of these problems than
mothers of typically developing children, and these
problems were more persistent (Lee 2013). We did
not locate any systematic reviews investigating
prevalence of mental ill-health in mothers of people
with IDs compared with mothers of typically
developing children.

Mental ill-health at different stages of the caregiving
trajectory

Improvements in health and social care and
deinstitutionalisation mean that more people with IDs
are living in the community and enjoying longer lives
(Graham et al. 2013). Due to this prolonged
caregiving role, parent carers of people with IDs face
exceptional challenges and have very different
circumstances from those people who come to care
for relatives following onset of illness or
trauma-related disability (Innes ez al. 2012).
Caregivers of children with IDs need more
information on education and therapy (Jackson ez al.
2016) in addition to help with parenting and coping
(Douma et al. 2006; James 2013), especially if their
child also experiences complex healthcare needs
(Tan 2017). All of these factors might impact on
mothers’ mental health in different ways at different
stages of the caregiving trajectory (i.e. caring for a
child, adult and older adult) (Emerson and

Hatton 2011), but this is less clearly understood in the
research. While caring can be an extremely positive
and rewarding experience (Scorgie and Sobsey 2000;
Jokinen and Brown 2005), small-scale studies suggest
it may also impact on parents’ mental health at key
points in the caregiving trajectory (e.g. Chen

et al. 2001; Cairns et al. 2014). Some research has
directly compared mental health impacts on mothers
at different ages, but has yet to compare impact on
mothers with differently aged children. Chen

et al. (2001) carried out a survey in the US looking at
the health of 108 mothers of adults with IDs, divided
into mid-life (younger) groups of women between 55
and 64 years of age and later-life (older) groups aged
65 years and over. The study found that caring for
adult children with IDs might not be as detrimental to
the mid-life mothers’ physical component of health as
it might be to the later-life mothers. Both groups
reported self-reported physical and mental health

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the
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scores similar to the US national norms. Cairns

et al. (2014) carried out a survey with 100 older parent
carers subgrouped into young-old (65—74 years),
middle-old (75-84 years) and old-old (85 + years)
parent carers and found that mean mental health
scores for the young-old (65—74) and middle-old
(75-84) parent carers were below 50, that is, below
the UK general population norms. While parent
carers in the old-old (85+) group scored just above 50
(i.e. above average) compared with the two younger
subgroups, the mean score for all three subgroups
combined was still below UK norms. We did not
locate any systematic reviews investigating prevalence
of mental ill-health in mothers of people with IDs at
different stages of the caregiving trajectory.

For these reasons, we aimed to systematically
review mental ill-health in mothers of people with IDs
compared with mothers of typically
developing/developed children and adults and
investigate impact of caring on mental ill-health at
different stages of the caregiving trajectory. Specific
research questions were as follows:

1  How common is mental ill-health in mothers of
people with IDs compared with mothers of typi-
cally developing people, and at different stages of
the caregiving trajectory?

2 Are there gaps in the evidence base on mental
ill-health in mothers of people with IDs compared
with mothers of typically developing people, and
at different stages of the caregiving trajectory?

Methods

This review was prospectively registered with the
International Prospective Register of Systematic
Reviews (PROSPERO, registration number:
CRD42018088197). The Preferred Reporting Items
for Systematic Reviews and Meta-Analyses
(PRISMA) checklist, flow diagram and guidelines
were followed (Shamseer ez al. 2015). Four databases
were searched: Medline, Embase, CINAHL and
PsycINFO in February 2020. Search terms included
terms to capture IDs, combined with terms on mental
health and parent carers (detailed list is included in
Appendix 1). Studies were limited to English
language. No time limits were applied.

Study screening and selection

Papers were initially screened on their title and abstract
by the first reviewer (E. R.). A second reviewer (K. D.)
read a random 10% of titles and abstracts to ensure the
selection approach was systematic. Both reviewers
were post-doctoral researchers. Any discrepancies
were planned to be resolved through discussion, with
further double reviewing planned if consistency was
not reached by this stage. Relevant full texts were then
reviewed for eligibility by the first reviewer (E. R.). For
four papers for which there were doubts on inclusion,
papers were read by two more reviewers (K. D. and
D. K.) and were subsequently excluded from the data
extraction stage. Data were then extracted from the
selected papers by the first reviewer (E. R.), using a
structured database, on author; publication year;
country; population size and type; comparison group;
definition of mental ill-health; measures used;
findings; and study quality. Additionally, we reviewed
the reference lists of all included studies to check if they
referenced any relevant publications that were not
identified through our electronic searches. Strict
inclusion and exclusion criteria were used.

Inclusion criteria

*  Mother caring for a child with IDs (IQ < 70, or
children described as having ‘intellectual
disability’, ‘mental retardation’ or equivalent
terms listed in our search terms);

*  Mothers aged 16 years and above;

e Observational studies, for example, cohort,
case—control and cross-sectional studies;

» Studies from peer-reviewed journals.

Exclusion criteria

e Data on mothers of children with IDs were not
separately reported and were less than 50% of the
sample;

* Studies without a comparison group of mothers of
typically developing children;

* Syndrome specific studies (e.g. Down syndrome,
Williams syndrome, Fragile X syndrome and
autism);

* Studies on samples with developmental delay;

¢ Non-human studies;

*  Grey literature.

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the
Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.
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Quality assessment

The 12-item Critical Appraisal Skills Programme
Checklist (CASP 2017) for cohort studies was used to
systematically assess study quality. This covers all
domains of quality assessment of observational
studies (Sanderson er al. 2007), including clarity of
the stated aims, methodology (including age/gender
standardisation and consideration of group
differences in disease prevalence rates), study design
and size, participant selection, measures used, data
collected, analyses employed, results, bias,
generalisability, conflict of interests, and ethical
procedures. Quality appraisal was double rated. First
reviewer (E. R., research fellow) rated all papers while
the second (K. D., research associate) and third

(D. K., senior lecturer) reviewer second rated half of
the reviewed papers each. Freedom from risk of bias
was appraised per domain: ‘Yes’ (low risk), ‘Cannot
tell’ (unknown risk) or ‘No’ (high risk). The following
classification was used for risk of bias for each study
overall (Mathie ez al. 2017):

* Rating A = low risk of bias for all 12 items;

* Rating Bx = uncertain risk of bias for x items, low
risk of bias in all other items;

* Rating Cy,x = high risk of bias in y items, uncer-
tain risk of bias in x items and low risk of bias in
all other items.

Meta-analysis of studies

Meta-analysis was undertaken using Review Manager
(version 5.4). All outcome measures from the
included studies were reported on a continuous scale.
Only studies that reported on the mean, standard
deviation and sample size for mothers of people with
IDs and the comparison groups were included in the
meta-analyses, as these statistics were necessary to
calculate an unbiased standardised mean difference
(SMD) between the studied populations. A negative
mean difference indicated poorer mental health for
the comparison group than for mothers of people with
IDs. For papers that included more than one group of
mothers of children with IDs (e.g. mothers of children
with IDs and autism), but only one comparison group
for typically developing population, we calculated a
combined mean and standard deviation for these
subgroups to minimise bias. Effect size was

interpreted as small when SMD < 0.40, moderate
when SMD ranged from 0.40 to 0.70 and large when
SMD > 0.70 (Schiinemann er al. 2011).

The Chi-squared statistic I was chosen to
measure the level of heterogeneity across the studies,
as it allows for interpretation of results regardless of
the number of studies included in the meta-analysis
or their type of outcome data or effect measurement
(Higgins et al. 2003). Heterogeneity was interpreted
as not observed when I = 0%, low when I = 25%,
medium when I = 50% and high when I = 75%
(Higgins et al. 2003). Random effects models were
selected for this analysis due to the different
measures (e.g. different indicators of mental health)
in the included studies. We intended to assess
publication bias using funnel plot techniques and
Egger’s regression test as appropriate, given the
known limitations of these methods. The
meta-analysis was performed on different subgroups,
including anxiety, depression and other indicators of
mental ill-health.

Sensitivity analysis

Sensitivity analysis was used to assess the impact of
risk of bias for each study on the pooled SMD. Data
were removed one-by-one from the meta-analysis for
each study, beginning with the lowest ranked papers,
to determine the effect of each individual study on the
pooled SMD.

Results

The search returned 4613 records, of which 251
articles were read in full and 32 selected for inclusion
and data extraction (Fig. 1). There were no
disagreements between reviewers (x = 1.00). Of the
32 studies, 16 had appropriate data for meta-analysis,
although all meta-analyses revealed high
heterogeneity, and hence, the meta-analysis results
must be treated with considerable caution.

Table 1 presents main study characteristics. Four
were from the UK, 10 from the USA, six from
Sweden, two from Australia, two from Iran and eight
from other countries. Twenty-six were from
high-income countries (UK, USA, Australia,
Sweden, Germany, Italy, Israel and Bahrain), four
from upper middle-income countries (Iran, Malaysia
and Turkey) and two in lower middle-income

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



505

Journal of Intellectual Disability Research

VOLUME 65 PART 6 JUNE 2021

E. Rydzewska et al. + Mental ill-health in mothers

MEDLINE Embase CINAHL

PsycINFO

L] 1,524

1,382|

774| 933]

Records
identified

[ 4613

Duplicates
removed

Title and
abstract read

3,089]

Did not meet
inclusion criteria

Full paper read

251]

Did not meet
inclusion criteria

Included

32

countries (Nigeria and India) (World Bank 2020).
Publication dates were 1966—2019, with seven studies
published before 2000. The majority included
mothers whose children were under the age of 18

(n = 29); only two included mothers of both children
and adults (both by the same author using the same
Australian dataset), and one included mothers of
adults only. Four out of 32 studies used unvalidated
measures; a 46-item sentence completion test con-
structed by Cummings ez al. (1966), self-rated health
scale (Olsson and Hwang 2008), a 4-point scale on a
self-completion questionnaire (Emerson ez al. 2006)
and a questionnaire from an unpublished preliminary
study (Lenhard ez al. 2005). A further two used
ICD-9 and ICD-10 codes that had been recorded in

Figure |. Preferred Reporting
Items for Systematic Reviews and
Meta-Analyses flowchart of the
study selection process

health registries (Fairthorne ez al. 2015; Fairthorne

et al. 2016). Publication bias was not assessed as there
were inadequate numbers of included studies to
properly assess a funnel plot or conduct more ad-
vanced regression-based assessments.

We did not exclude papers based on quality, but
quality appraisal revealed limitations to most of the
studies. Small and selective samples, lack of precise
reporting of findings or confounding factors in the
design and analysis were the most common flaws
(further details included in Appendix 2). Eight papers
had low risk of bias, 12 had uncertain risk of bias and
12 presented high risk of bias (Table 1). There was
a near perfect agreement between reviewers

(k = 0.95).

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the
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Anxiety

Ten studies investigated anxiety (Table 2); nine on
mothers of children and one on mothers of children
and adults. Two studies used each of the following
measures: Hospital Anxiety and Depression Scale
(Andersson 1993; Abasiubong et al. 2006), State—Trait
Anxiety Inventory (Lenhard ez al. 2005; Kilic
et al. 2013) and General Health Questionnaire, which
has an anxiety sub-scale (Mirsaleh ez al. 2011; AlAnsari
and Jahrami 2018). The remaining four studies used a
variety of other instruments (Miller and Keirn 1978;
Weiss 2002; Emerson 2003; Fairthorne er al. 2015).
All studies apart from two (Miller and Keirn 1978;
Andersson 1993) reported more anxiety in mothers of
children with IDs. The biggest differences were
observed by Abasiubong ez al. (2006),
Emerson (2003), and Lenhard ez al. (2005). Rates of
anxiety in the secondary analysis of routinely collected
administrative data on mothers of both children and
adults (Fairthorne ez al. 2015) were lower than in
some studies of mothers of children only (e.g.
Lenhard ez al. 2005), but direct comparisons cannot
be made due to differing methodological approaches.
Data were suitable for meta-analysis in four studies
(Miller and Keirn 1978; Weiss 2002; Mirsaleh
et al. 2011; AlAnsari and Jahrami 2018) (Fig. 2). The
pooled SMD for differences in anxiety levels between
mothers of children with IDs and mothers of typically
developing children was statistically significant at
1.18, 95% confidence interval (CI) [0.18, 2.17],
P < .05. There was a large effect size, demonstrating
that mothers of children with IDs experience
heightened anxiety compared with mothers of
typically developing children. Heterogeneity between
studies was, however, at a high level, with I = 95%,
and the significant finding was largely driven by the
study by AlAnsari and Jahrami (2018).

Depression

Twenty-one studies investigated depression

(Table 3); 20 studies on mothers of children and one
on mothers of children and adults. Eight used the
Beck Depression Inventory (Harris and McHale
1989; Kilic er al. 2013; Norlin and Broberg 2013;
Olsson and Hwang 2001, 2002, 2006, 2008;

Weiss 2002), two used the Centre for
Epidemiological Studies Depression Scale (Walker
et al. 1989; Eisenhower er al. 2005), Hospital Anxiety
and Depression Scale (Andersson 1993; Abasiubong
et al. 2006) and General Health Questionnaire, which
has a depression sub-scale (Mirsaleh ez al. 2011;
AlAnsari and Jahrami 2018). Seven remaining papers
used a variety of other instruments (Cummings

et al. 1966; Miller and Keirn 1978; Ong et al. 1999;
Emerson 2003; Emerson ez al. 2006; Fairthorne

et al. 2015; Long er al. 2015).

All studies reported higher depression scores in
mothers of children with IDs, except one reporting
statistically non-significant lower scores in mothers of
children with IDs (Walker ez al. 1989). When
Emerson ez al. (2006) controlled for maternal
characteristics (i.e. age, marital status, general health
status and health problems limiting activity), the
association between caring for a child with IDs and
maternal happiness was no longer statistically
significant.

Data were suitable for meta-analysis in 13 studies
(AlAnsari and Jahrami 2018; Cummings et al. 1966;
Eisenhower ez al. 2005; Harris and McHale 1989;
Miller and Keirn 1978; Mirsaleh ez al. 2011; Norlin
and Broberg 2013; Olsson and Hwang 2002, 2006,
2008; Ong er al. 1999; Walker ez al. 1989; Weiss 2002)
(Fig. 3). Norlin and Broberg (2013) collected data at
two time points. Due to a decrease in number of
participants at time 2, we meta-analysed data for time

Mothers ID Mothers TD Std. Mean Difference Std. Mean Difference
Study or Subgroup Mean SD Total Mean SD Total Weight 1V, Random, 95% CI 1V, Random, 95% CI
AlAnsari & Jahrami 2018 2.43 0.4 30 1.03 0.27 30 22.1% 4.05 (3.14, 4.95) -
Miller & Keirn 1978 52.63 8.11 44 52.35 7.24 41  25.7% 0.04 [-0.39, 0.46) *
Mirsaleh et al. 2011 7.88 4.62 124 5.56 2.79 124 26.5% 0.61 [0.35, 0.86) u
Weiss 2002 14.4 2.82 40 13.2 2.65 40 25.6% 0.43 [-0.01, 0.88] =

Total (95% CI) 238 235 100.0%

Heterogeneity: Tau® = 0.95; Chi* = 63.15, df = 3 (P < 0.00001); ¥ = 95%
Test for overall effect: Z = 2.32 (P = 0.02)

1.18 [0.18, 2.17) L 4

-lo 5 0 H 10
Mothers ID Mothers TD

Figure 2. Forest plot for four analysable studies presenting findings on anxiety in mothers of people with intellectual disabilities. Shows

standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects model. ID, children

with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at wileyonlinelibrary.com]
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1 only. For two papers that included more than one
group of mothers of children with IDs (Olsson and
Hwang 2002; Eisenhower et al. 2005), but only one
comparison group for the typically developing
population, we calculated a combined mean and
standard deviation for these subgroups to minimise
bias. For Olsson and Hwang (2006), only the results
for the total control and comparison group were
entered in the meta-analysis. The remaining results
were presented by three categories of work hours and
were not directly related to the study’s hypothesis
testing if a presence of a child with ID in the family is
related to parental wellbeing. The pooled SMD for
differences in depression scores between mothers of
children with IDs and mothers of typically developing
children was 0.77, 95% CI [0.52, 1.02], P < .001,
showing that mothers of children with IDs have
higher depression than mothers of typically
developing children. However, there was a high level
of heterogeneity between studies, with I? = 86%. Due
to substantial heterogeneity, a further meta-analysis
was then conducted with the six eligible papers that
had used the Beck Depression Inventory (Harris and
McHale 1989; Norlin and Broberg 2013; Olsson and
Hwang 2002, 2006, 2008; Weiss 2002), with similar
results: effect size was 0.84 95% CI [0.50, 1.18],

P < .oo1, with high heterogeneity: I* = 87%.

Other indicators of mental ill-health

Twenty-three studies investigated other indicators of
mental ill-health (Table 4); 20 on mothers of

children, two on mothers of children and adults, and
one on mothers of adults. Five used the General
Health Questionnaire (Emerson 2003; Abasiubong
et al. 2006; Mirsaleh er al. 2011; Totsika ez al. 2011b;
AlAnsari and Jahrami 2018), four used the Family
Impact Questionnaire (Eisenhower ez al. 2005; Neece
and Baker 2008; Norlin and Broberg 2013; Blacher
and Baker 2019) and two used records in statutory
state-based registries of hospital admissions and
outpatient mental health appointments (Fairthorne
et al. 2015, 2016). Fifteen studies used a variety of
other instruments, sometimes in conjunction with
those already mentioned. The studies have been
divided into the categories of stress, emotional
burden, common mental disorders, somatic
symptoms, psychiatric disorders and wellbeing.

Stress

Stress was investigated in eight studies on mothers of
children (Ong ez al. 1999; Eisenhower ez al. 2005;
Neece and Baker 2008; Gupta and Kaur 2010;
Totsika er al. 2011a; Norlin and Broberg 2013;
Hosseininik ez al. 2018; Blacher and Baker 2019).
Four used the Family Impact Questionnaire
(Eisenhower et al. 2005; Neece and Baker 2008;
Norlin and Broberg 2013; Blacher and Baker 2019).
The remaining studies used a variety of measures.
Data were suitable for meta-analysis in six studies,
which measured stress (Ong er al. 1999; Eisenhower
et al. 2005; Gupta and Kaur 2010; Norlin and
Broberg 2013; Hosseininik ez al. 2018; Blacher and

Std. Mean Difference
IV, Random, 95% CI

Std. Mean Difference
IV, Random, 95% CI

Mothers ID Mothers TD

Study or Subgroup Mean SD Total Mean SD Total Weight
AlAnsari & Jahrami 2018 1.46 0.3 30 0.86 0.19 30
Cummings et al. 1966 7.3 2 60 5.3 2.1 60
Eisenhower et al. 2005 10.8 8.3 79 9.6 9 136
Harris & McHale 1989 5.77 5 30 3.87 4.24 30
Miller & Keirn 1978 56.23 10.33 44 53.24 7.3 41
Mirsaleh etal. 2011 4.52 498 124 1.43 198 124
Norlin & Broberg 2013 -12.4 13.8 58 -20.8 129 178
Olsson & Hwang 2002 10 9 206 5.2 5.2 202
Olsson & Hwang 2006 9.7 7.9 167 5.3 6.1 185
Olsson & Hwang 2008 -12.4 139 62 -20.9 129 178
Ong et al. 1999 24.7 5.8 75 215 3.5 75
Walker et al. 1989 9.67 9.75 24 10.12 10.08 24
Weiss 2002 15.5 2.81 40 9.2 2.16 40
Total (95% CI) 999 1303 10

Heterogeneity: Tau® = 0.17; Chi® = 88.58, df = 12 (P < 0.00001); I* = 86%
Test for overall effect: Z = 6.02 (P < 0.00001)

Figure 3. Forest plot for 13 analysable studies presenting findings on

5.7% 2.36 [1.69, 3.03)
7.8% 0.97 (0.59, 1.35])
8.5% 0.14 (-0.14, 0.41)
6.8% 0.40 (-0.11, 0.92]
7.4% 0.33 (-0.10, 0.76)
8.6% 0.81 (0.55, 1.07)

||||'|||i'[

8.3% 0.64 [0.34, 0.94)
8.9% 0.65 (0.45, 0.85])
8.9% 0.63 [0.41, 0.84)
8.4% 0.64 [0.35, 0.94)
8.1% 0.66 (0.34, 0.99]
6.4% -0.04 (-0.61, 0.52] =1
6.2% 2.49 [1.90, 3.08)

0.0% 0.77 [0.52, 1.02]

4

-4 -2 0 2 4
Mothers ID Mothers TD

depression in mothers of people with intellectual disabilities. Shows

standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects model. ID, children

with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at wileyonlinelibrary.com]

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities

and John Wiley & Sons Ltd.



VOLUME 65 PART 6 JUNE 2021

Journal of Intellectual Disability Research

515

Mental ill-health in mothers

E. Rydzewska ez al.

109 aAnIsod

usnba.y @1edIpUl S80S Jaysly

pue sso.asip [edi3ojoydAsd ausnba.y
91eDIpUl $9.03S JOMO| ‘9[edS 9—|

uo Sujuonduny yaeay [eauBW :8-4S 7
IWS 404 €]< J0

JO-IND YIIM p—() B[S B UO $S3.13SIp
[ea180j0yaAsd jo 3iodeu-yes 9y |

0 = Yauow p duo uply Apuanbaif ssaf

‘| = yawow Aiaas ‘7 = y9am b DUO ueyy
9JOW SJNJD0 J0SSDAIS ‘gE SI Yajeay
[e3UBW 10} 340s 3|qissod winwiXe}|

$59.43S JO [9A9] JaySly

Sa1B2IpUI 94035 JaySIY ‘Yyonw AIaA 01
[e 38 30U Wouy 3[eds Juiod-p D4
$S9.3S JO [9A9] Jaysiy Sunesipul
$9.102s JaySIYy YIIM 240DS pauIquIod
aeasqns 3unuaJed Inoqe s3uijeay
aAneSau pue sdiysuoneja. [e1os Q|4

94035 |G [B10) B PUE SS3.IS
aJ1| ‘(sad) ssesas urewop-iua.ed

pue (S@D) urewop pjIy>

Arewwing
usuodwo)

[B3Usly 8-4S °C
Nl

1vsO

(e]F|

o

ISd

100" >d ‘L¥'0l =4 AL sAl
:ssau3sIp "ydAsd [eussiel 7
100" > d

LSTE =4 AL SAAlINS I

10" >d

‘947 = 1 :9J00S SS.S [€I0 ]

(100" > d 902 =)

g @8e s,p|iyd 3e pue (100" > d
‘14 = 1) 19 98€ S,p|Iyd 1B SS9.1S
Sunuaued suow pariodad susypow
@l :9easqns 10edwi aAnedsN

900— = ¢
§T=3IS L1 =9

8EE" = d :SS9.41S 9)I]

850" = d :swajqo.d yaesH
| LT = d :UOne[os! [e120S
100" > d :Urewop udJed
100" > d :ulewop pjiyd
100" > d “ISd [®0L

%608 :SS.1SIp

"YoAsd [eusorely T

%81°€ “IWS I

00§ =as ‘050T = W
syuaJed ] |[e Joy

9005 $59.35 [B10} (9T SBM
siua.ed ||e U0 940DS SSO.3S
[eauswi 3sey3iy

‘SUdLpow €|/ Ul SsaaIs
[ea1sAyd < ssauas [eaus)y

paiiodad 10N

08=as‘lI'll=w
10edwi aAnedau Q|4
¢L=3as

‘G = W iSSa.aIs 9y
¥T=as

‘S| | = W swajqoud yaeaH
¥t=as

‘G'€| = W :uone|os! [e120S
891 =as

‘697 | = W urewop us.ed
£'S1 =as

‘8'901 = W :urewop pjiyd
8'1¢€=as

‘I'TET = W 'ISd B0 L

[8+'1—-€8°0] 1D
%56 ‘11'1 =4O
@l jo 2ussaud ‘%4967

'ssauasip “YoAsd [euuaiely ‘7

lesz—+1111D

%56 ‘TL'1 =4¥O Al 0
soussald ‘%4976 (IS |
0801 =AsS9ITE=W
syuaJed ] |[e J0j 940ds
$S2.3S [B10) ‘7§

sem saua.ed |[e .10} 940ds
sso.a1s [eausw 1say3iy
‘sddLpow Og/| T Ul ssads
[eaisAyd < ssaais [e3ualy

pawiodad 10N

S =as‘esl =w
3oedwi sAneSsu Q|4
6L=QaS‘L8=W
1$$9.35 9)I
€E=asvel =w
swajqo.ad yieaH
6E=as‘lvl=w

19T=as ¥yl =W
:UIeWop Jud.ey
9€C=as ‘6cel =W
‘urewop pjiy>y

St =as

LT =W ‘ISd [e30L

‘Ip 19

®lI0] B |0T
Janey)

g wdno )0
Jodjeg

8 999N 800T
‘Ip 19

Jemoyussly  §00T

D1 BUO 6661

US.P[IY2 JO SJayIoW JO SIIpMS

ssa.1g

y3reay-||! [e3usW Jo uonIuyag

pasn saanseapy

uosiedwod [ednysiels

al seyon

ai seyop

Joyny  Jeap

SINIIQESIP [BNIOJ[[AIUL YIIM USIP[IYD JO SISYIOW UI YI[BIY-[[I [BIUSW JO SIOIBDIPUL I9YI0 SUNEB3NsSIAUl SAIpnIS § 3d|qe L

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



VOLUME 65 PART 6 JUNE 2021

Journal of Intellectual Disability Research

516

Mental ill-health in mothers

E. Rydzewska ez al.

aJeds

payiodad Jou ¢

‘91'—=4Q|‘S0" > d ‘0T — =4 3Jed
Jeuonninsul Jojy dduaJdpRd ([0 > ¢
‘0€" = 4 SSU3S SSOU||I [RUIWLLIDY
pariodaadou 4 ‘40— =4

pJema. euos.Jad jo yoe| ‘pariodau
10U 4 ‘9|" = J aJed ueds-a))|

100" > d ‘0§ = 4 uapJnq [euosJad
1YIM uoissaadap Jo suonefa.uoD)
'SO" > d ‘GT— =4 @Jed

Jeuonninsul Joj duaJapeud (go° > ¢
‘LT — =4 SS943S SSaU||I [BUIWLIDY
partodedlou g ‘7)'— =4

pJemau [euos.ad jo o]

{100° > d ‘SE° = 4 9Jed ueds-ay|
‘pariodau 10U 4 ‘G|" = 4 Usp.Nq
Jeuos.ad yam | jo uonepR.II0D)
10> d ‘U = ¢ Y eu0ds [0
‘100" > d ‘66'0€ = Y

SS9.J1S SSaU||l [RUIWIR) (|00 > d

UORIPUOD dlUo.Yd

B yam Jaquiaw Ajiwej e jo
a4ed 01 U9ja. Aoy asnedaq
UaJp|Iy> 1 Jo saypow
03 pa.e3sIUIWPE J0U SBeds
Bulurewsu /7| = @S

690=0as‘1L0=W
:9JBD [RUONNINSUI

10} 9duaI9e.Id
660=0as'sL0=W
1SS9.3S SSAU||I [RUIWID |
850 =aAs

‘Y0 = W ‘piemau
[euos.ad jo e

81"l =as‘eLy=W
:2Jed ueds-ay1

Jad 93ued 84025 9—( YIM sapmmIe ‘6’17 = 9 74 aJed ueds-ay| 10} ‘€8T =W 81 =AS‘T9E=W Ip 19
Juapuodsau uo safeds § §-SYd S-SYO  punoy saduauaylp dnous uedyiudig :Uap.JNnq [BUOS.IS :Uap.Nnq [BUOS.IS IDBA  T66I
US.P|IY2 JO SI3YIOW JO SIpMS
usp.nq |euonowsy
SS9.3S JO [9A9] Jaysiy
S21B2IpUI 94025 JaySIY ‘Yonw AIsA Jodeg
03 |[e 38 30U Wo.y 3[eds 3ulod-p D4 (o]F] 100" > d ¥6'6T =4 ¥8=as ‘00l =W Tyl =as‘vlc=w B /ydelg  610C
80 =as 960 =As
‘0] = W uoneadepy ‘05’6 = W uoneidepy
800" =d ‘Ty’L = ¥¢''4 :uoneadepy 060 = as $60 =as
10" = d ‘$6'9 = ¥6'14 :uonenjeay ‘€8'6 = W uonenjeAg ‘€€°6 = W uonenjeAg
TI" =d ‘S€'T = ¥¢''4 uondiosqy $60 = Qs 91"l =as
GT0 =d ‘TTS = 64 @durI9i0] ‘€€°G = W uondiosqy ‘G = W uond.osqy
S3[BISqNS { YIIM X3pUl UOREBN[BAS-}|3S 100" =d ‘161 = ' :sausuodwod 96'0 = A4S 91'l =as ‘Ip 19
9OUEBJD|03 $SO.ISIP [BUOROWT s1d 93 JO BUO 3IsBI 3B Ul BdUBIBYI] ‘0§, = W ddueJs|0| ‘/ = WOdURIRO]  UURSSOH  8]0T
$59.35 JO [9A9] JaySiy 78 =4as
$91BDIPU| 9403 J3YSIY ‘Yyonw A4sA (swon Aj@reaedas suayrow oy 8'€ =as ‘801 = W 3J4aqoug
03 |[e 38 30U Wouy 9[eds aulod-f :D|4 05/91) O paliodau j0u sedusdaylp dnod ‘9 = |y :$Sa.3s Sunua.ey :ssauds Sunuadey QR UullloN  £€10T
yj|eay-||i [e3usW Jo uoiIuYd@  PIsh saJnses)y uosiiedwod [es3siyels dl ssvyop al s43y3op] Joyny Jesa )

(pomunoD) p d|qeL

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



VOLUME 65 PART 6 JUNE 2021

Journal of Intellectual Disability Research

517

Mental ill-health in mothers

E. Rydzewska ez al.

0t 1—0 S! 93ued 24025 [€101 ‘(Ansoy
pue ‘uoissaudap ‘Avixue ‘AAnISUSS
[euosaaduaiul ‘uonesnewos) swordwAs
Ya[eay [eausu 3Npe JO [9A9] Jaysiy

$91BDIpUI 9402S JAYSIY A[PWa.Ixd aeg
03 |[e 38 30U Wouy 3[eds 3uiod-f DS 108 100" >d ‘61'€l =4 €F1 =as Tyl =W SPL=as‘6st=w B 9ydeld  610C
U3[edY SSIOM SIEJIpUI 06'0 = AS 'l =as 1weayef
94095 Jays1y 24025 2103 :87Z-OHO 87-OHO paliodau 10N ‘9 = |/ :9403s [®10 | ‘89 = |/ :9J03S [B10]  puE LESUY|Y 80T
L¥00 =A
100" >d ‘TI'0F = X
Tri-+811D %L €T
SdSpJosip [eauaw %56 T0'1 = 4O Al yum ~op.osip %Y 'CE ~19pJosip Ip 39
uowwiod 10y 8uluaauds 7 [-OHD Z1-OHD paJedwod aduasaud ) [eUOROWS [BUJIRIE) [euOnOWS [BUJIRIE) ®BjIs10] q] 0T
)[eay 9SIOM SIBJIpUI 10’2 = as €/ =as Ip 39
94025 Jays1y 24025 2103 :87T-OHOD 87-OHD 100" > d ‘89'9 =1 24005 [&10] ‘6¥'L] = W ©403s [g10| ‘6T LT = W @403s [g10| ysresdild  110T
urewop
[ea13ojoyaAsd ui 3y jo Aijenb uameq
sa1ed1pul 2.403s Jaysiy Bulag|em
pue 21e3s [UdW Jo uondaduad-jos £00"=d LIy =4 0¥'Sl =as ‘8€+9 = W OV'€l =AS ‘6489 = W Ip 19
:urewopqns [e2130[0yd4sd  43YF-TODOHM :urewopqns [ed180|oydAsy :urewopqns [ed180joydAsy :urewopqns [ed180joydAsy oudnpy /00T
G< 24005 G< 24025 DHO Ip 19
< 24035 :87-OHD 8C-OHD pariodau I0N  DHD YuMm (%6'6) 01 = N Yum (%4'97) 8T =N Buogniseqy  900T
100" >d | =Jp T< 2403 T <OHD
T <OHD T1-OHD ‘6°€1 = Z AUNYM-UUEL]  DHD YIM %ST 8’1 = W YIM %SE 9T =W uossswy  €£00¢
US.Ip|IY2 JO SJayIoW JO SIIpMS
SJ9P.IOSIP [B3UBW UOWIWOD)
Apmis
| pue g usamiaq Suisued Auseurwipad (010" = d) s4oyrow
sanjeA Yaim paindwod 2.49Mm $9.100s paysijgndun al °y2 yum pasedwod
aeasqns {(2a48p A)p101) 9 01 (243DsIp ue wouj SJ3YI0oW (]| Ul DJ0DS PIIBAS|D ‘Ip 19
Ajp103) | wouy Buidue. aeds-auiod-9 aJreuuonsend Apuedyiudis :urens [euonowsy paaiodau 10N patiodaud 10N pJeyus  §00T
%01 €
JuspuodsaJ ay3 UO JUSIS|OpE %0°8 3ULIXD JU9IX3 SWOS
/PIY> pajdwes sy jo senRINdYIP ay2 100" > d SWOS 01 ‘%' XD 01 {9%("H T IUDIXD
o 1oedw [edi8ojoydAsd passasse-jjag oas ‘£1°07 = Z AoUunyAA—uUE) 3e9.3 © 03 sseupaJl| 3e9.3 ® 03 sseupaJl| uossewl  £00T
dedsqns ¥Z0 =d ‘€8¢ =4 S6T=as‘sLeEc=w WwT=as'‘sLLe=w
UOIISNEBYX® |BUONOWS Uopow3 19 :uonsneyxa [euonowsy :uonsneyxa [euonowsy :uonsneyxa [euonowsy SSIPA\  700T
Y3[eay-||i [eJUSW JO uoNIUYS(  PISn sansedjy uostiedwod [eonsnelg ddl sidyiop al sidYylop aoyny Jeap

(ponunuoD) -y d1qeL

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



VOLUME 65 PART 6 JUNE 2021

Journal of Intellectual Disability Research

518

Mental ill-health in mothers

E. Rydzewska ez al.

yfeay |eusw

9S.JOM SIBDIpUI 91035 Jay3IY PIIyd
pa|qesip € Jo 9ouasaJd syl 01 suondea.
[ea13ojoyaed sjuaued 109)ja. suoneAs|y

3[eay 9S.IOM S8IBDIpUI 84025 Jay3iy
‘ajeasqns swoidwAs snewos :g7-OHO

a|eos julod-g

3[eay IsJoMm saEDIpUL B403s JaySiy
‘ajeasqns swoidwAs snewos :g7-OHO

(yreauq jo ssaurioys pue eipaedAydel
‘spuey A1eams 3-9) swordwis
palejRU-ssa.aIs uo suonsanb (|

IdWIN

87T-OHD

soeds
swoldwAs dpewos
pue (1sD)

xapu| A11I9A3S
[0S :ISg

87-OHD
SUBJPAA

pue uonesnpg
‘PreeH

Jo uswaedaq
SN ey

Aq padojaasp
aJreuuonsan®d

sa[eds Jay10 oy pariodau Jou
S3NsaJ 3931 1G00" > d
‘€6°T = 1 reluewodAH

10S" = 4 :woadwAs dnewog
600" = d ‘86'€ = 81"ty
swoadwiAs dnewos ‘7o = 4
‘0€°€ = 881'¢4 |5D 'suayrow
dl BuneT Ul paAIasqo
swoadwiAs dnewos pue

ISD 4O S[2A3] 353YB1Y Yaim
saouaJaylp dnous jueoyiusig

100" > d
‘68°G = 1 :swordwAs opewog

100" > d
‘90°€l =4
:saure[dwod opewos

¥6'L =as

‘8005 = W :elurwodAH

S0'L=as

‘9L'%€ = W uaaydoziydg

¥9'8 =as

‘G0'SS = W :Bloue.ey
SI'L=as

Y895 =W

:21e1A9p diyredoydAsy
65’2 =as

‘61'8G = W BlI21sAH
€L6=0as

oES =W
:siseripuoydodAH

6£0=as
9l =W
:woldwiAs onewog

paliodad 10N

56T =4as

‘P =W
:swordwis onewog

S§T=as‘iyrel = w
:saure[dwod opewog

09'6 =AS
‘6/°SS = W eluewodAy
68’8 = AS

‘€£'SS = W resaydoziydg

L68=0AS

‘06'+S = W ‘eloueded
9I'll =As ‘1685 =W
:21e1A9p d1ysedoydAsy
S601 =as

‘GT6S = W BlIIsAH
LE£01 =AS'SLTS =W
:siselipuoyd0dAH

B OIIN - 8L6I

URJP|IYd JO SIdyIoW JO salpmg

€0=as‘el’'l =w
:woldwiAs dnewog

paiodad 10N

80% =aS 90, =W
:swordwiAs onewog

SI'€=as‘60sl =w
:saure[dwod opewos

SJ9pJOSIp dLNBIYAS]

wreaye(
pue Lesuy|lY 810
‘b1
8uo  g10T
‘b1
yaesdid 10T
SSBM T00C

USJP|IYd JO SJBLIOW JO SIIPMS

swoldwAs cnewog

U3[ERY-||! [B3USW JO uoHIUYSQ

pasn saunsespy

uosiiedwod [edpsiels

a. sisyop

al sy

Joyny Jes )

(ponunuoD) *p dlqe L

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



VOLUME 65 PART 6 JUNE 2021

Journal of Intellectual Disability Research

519

Mental ill-health in mothers

E. Rydzewska ez al.

Mmoud| 30u op |/pooS jo

SJOMSUE UM suonsanb zg¢ usunsnipe
[BI20S puUE Ya[esy ‘[euonows ‘paseq
-swoy ‘Buiydrew qol jo syusuodwod §

seaue ||e ul Suuonduny

poo3 ‘swordwAs [ewiuiw Jo

Uasqe = 0g—| 8 ‘Buluonouny [ooyds
Jo ‘[euonednddo ‘erdos ul uswredwi
y31s quasaud aue swordwis = og
—1£ :001—0 jo d8ued s2400G ¢
urewop Yajeay [ea13ojoydAsd T
Urewop uonRdUNSAp 8108 |

3[eay 8s.J0oM s83BJIpUl 84025 Jaydly
‘a[e25QNS UONIUNYSAP [B120S 87T-OHD
3jll jo

Aipenb us119q se1ed1pul 2.403s JaySiy
9)1] Jo Ajenb paaisouad [jeasnp
CRIENC]ITek)

JO 9suas JaySIy S9IBJIPUI 940

Jaysiy Quswauloddesip jo ‘s3uiyy o1
Buiuesw ou jo ‘|o.3uod ui 3uieq 10U Jo
Buieay ‘39 ‘swell ¢| ‘o[eds auiod-7 :H0S

syuswiujodde yaesy [eausw
auanedino pue suoissiwpe |eadsoy
Jo saLnsISa. paseq-arels Aloimels

syusunuiodde yajesy [eausw
juanedino pue suoissiwpe [eudsoy
Jo saLns|Sa. paseq-aels Aloimels

Aaoauaau|
uswnsnlpy |jog

ivD 't

4344
“I0OOO0HM T
8T-OHD 'I

8T-OHOD

4349-T0O00HM

008

S9pod 0|-adl
pue -l

S3po3 0[-Aadl
pue 6-adl

100" =d ‘b1l =4
ausunsnlpe yiesH

100" =d ‘¥90¥ = *¢''4
usunsnlpe [euonows
(100" > d ‘$9°€T = %54
:syusuodwod ayy jo

SUO 1sB9]| 3B Ul dUIRYI]

100" =d €
¥T0° = d YIeeyY [ed180joydhsd ‘T
T6E = d :uondunysAp [e120s °|

100" > d
‘76°€ =1 :uondunysAp [e1xog

100" >d ‘916 =4

10°>d €1l =80
dl siayow ueys Hog
Jamo| pey (| SJoyaol|

(01°1 “50°1) £0'1 = Yyl BudUnED
aposida s1ieiydAsd Juanedu)
(I'Ty1) €271 = uyl

w1apJosip oLnelydAsd Auy

[6'1 ¥0] 1D

%56 ‘G8°0 = WYl ‘| 349495

[T 51110 %56

‘08°1 = Wyl :dl S3e4epow—plil

S£0=as

‘999 =W
ausunsnlpe yiesH
L0l =as

‘€801 =W
:ausunsnipe [euonowy
090 =as

‘€L88 =W

19403s UBSW VD) €
t=as

6TlU=W

yajesy [edi8ojoydAsd T
80 =as

901 =W
:uondUNSAp [e120S |
¥9'C=as

019=W
:uonduUNsAp [e1x0g
€€l =as
‘86’LL=W

:9)1| Jo Aenb jessap

I =as
‘169 =W
192Ua490d JO asUag

(%5°6) 818 ST :4oposip
s1arelydAsd Auy

690=asS919=W
ausunsnlpe yiesH
96'0=aAS 056 =W
auswasnipe [euonowsy

‘D 19
JIUIURSSOH  810T

6T=as‘19uU =W
:9400S UBBW YO ‘€
9T=as‘€0L=W
ya[eay [edi8ojoydAsd 7

T0=as‘wl=w Jwe.ye(
:UondUNYSAp [e120S | pUB ESUY|Y 8|07
€9¢=As'89L=W v 1R

:uondunysAp [e1nog yapesdil 10T
8y'0C=aSs ‘LTE9 =W P 1R
9)1] Jo Apenb jeassap oudnpy £00T
SYI=asv¥9=wal Suemy
192UD.49Y0d JO 9sUBS B UoSs|O  700T
USJP|IYd JO SJaLpowW Jo salpng
BuqPAA
UsJp|Iy> 1 Jo siaypow
yaim pasedwod [exdsoy
ur sAep aJow 9/ 1uads ‘D13
dl YPIm UsJpJIYd JO sBLRoL suJolparey  910T
(%T°91) 7§ QI 21995
(G6T61)
068 ‘Al SePpow—piij P 1R
:JepJosip dLnelydAsd Auy suJoyurey  §|0T

S)NPE PUE USJP|IYD JO SI9YIOW JO SaIpMg

Y3[eaY-||! [e3USW jo uonuYaQ

posn saansespy

uosiedwod |edppspels

a. sieyop

dl sieyIop Joyny Jesp

(pomuauo)) *y dlqeL

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the

Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



Journal of Intellectual Disability Research VOLUME 65 PART 6 JUNE 2021
520

E. Rydzewska et al. + Mental ill-health in mothers

g L £ . .
s %" o 8 éé g Baker 2019) (Fig. 4). Norlin and Broberg (2013)
5 e=2 % £82T g collected data at two time points, but data on stress
— 0 9o = 8 — . . . . .
S K E S, g cEQF were available only for time 1. Hosseininik
< [ o S e g 2 .
= 2 g6 g g z & i et al. (2018) collected data on four different subscales
= b Qoo T £ . . .
3 LoT"T % z 3 g of the Distress Tolerance Questionnaire, but only
QU n = 9 [
g i §o¢ é. =25 results for the tolerance to stress subscale were
0O .= [} = 0 w . .
.E 0 2% 8 >E 8 S entered in the meta-analysis. For Ong er al. (1999),
o s R I S o s = .
c a g g g ‘—é gza ; only a total score on the Parenting Stress Index was
S 2 o .20 2 . .
s £a2c+ o 3 X entered in the meta-analysis. The pooled SMD for
c assE o Loe Mg . .
s A %’o 3 g § - g differences in stress levels between mothers of
L < L. . . . .
o e R £5 8 g children with IDs and mothers of typically developing
S % .- .
- o R % = children was 0.82, 95% CI [0.31, 1.33], P = .002.
o ) = s . . .
% s 2 E" o Pl There was evidence of a high level of heterogeneity
= Q Q o . . .
o a 2 58 295 Zg between studies, with I” = 90%, but the effect size was
£ g 5 ¢ . . .
2 éé' ?E ° 'E :>J’ 23 % <§ large, showing that mothers of children with IDs are
] <@ S S & v . .
o <gITP e v 892 = indeed more stressed than mothers of typically
z - 0D3 8 23 ) .
Fs g% developing children.
D o o Q
.9 £ o
w B 3
= £ 02073 .
053 2 Emotional burden
§ccs
c T o 0 T . . . . .
g o S ¢2o0 § Emotional burden was investigated in four studies on
2 [Z . . .
E 3 ¥ 2B ES mothers of children (Walker ez al. 1992; Weiss 2002;
vy 9 £ 5w . .
g 2 ',\,' g < G Emerson 2003; Lenhard ez al. 2005), using a variety of
< [ 4 5] . . . . .
v & © 5 =0 % o measures, including an unvalidated questionnaire
= = - . ..
2 go § @ ;s g g from an unpublished preliminary study (Lenhard
n o S T @ - 2
2 02, 2 550 % g et al. 2005)
E=] o] & o . .
) Z2 v Ew 9 g < .
» — B ~a o B3 ;E S Two of the papers reported data suitable for
59 < "5 . . .
8§35 54 § meta-analysis on emotional burden/exhaustion
- B0 B o .
s = 8 = g g t (Walker et al. 1992; Weiss 2002). The pooled SMD
- : . £ O ¢ . . .
X S G295 f for differences in levels of emotional
1 ~ 9 5 o« . . . .
s . g 055 8§ o burden/exhaustion in mothers of children with IDs
[a] fali= [S) . . .
- .f::"N § :, g g § (g > and mothers of typically developing children was 1.05,
[9) v 5 = . . .
g % @ 'g N 2 prily —‘é 3 95% CI [0.21, 1.89], P = .01, showing a statistically
= znp €35 - E ¢ significant large effect size demonstrating that levels
=] a a S £ [ola) 'g
z —“ad = 2sd 25 of emotional burden/exhaustion were higher in
= 8 X c . . .
- c%; < -E) 8 mothers of children with IDs compared with mothers
= & 55582 of other children. However, there was evidence of
. 0 =& $3%= . .. . . .
A ‘I‘I‘ 223 3 ‘iﬁ high statistical heterogeneity between studies, with
K5 2R 2 _ .
g = §5£232 P = 79% (Fig. 5).
< £ c G &
e ¥ S 2 S & ‘:‘ga’ s
= [} —_ - e - .
£ 23 <37 c0z 35 Common mental disorders
= — o~ = — o0
S %gngn 89 RE & 1di i isated i
2 $>n%n SE£9€ 8 Common mental disorders were investigated in seven
O 5 © . .
s « a g : g Q studies on mothers of children (Emerson 2003;
w 2 = A . .
) E S 3 % > 2z Abasiubong ez al. 2006; Mugno er al. 2007; Mirsaleh
N - = 8 = . .
§ 5 ‘g g 5 = £25 et al. 2011; Totsika ez al. 2011b; AlAnsari and
N > o v U o . .
S -Fs = g g 4 £ S 6" z Jahrami 2018; Blacher and Baker 2019). Five used the
= o 9 . .
< < _g [ g4 7 g g General Health Questionnaire (Emerson 2003;
> _ < . . .
2 5 235 £ g g ‘éi 2 Abasiubong et al. 2006; Mirsaleh et al. 2011; Totsika
G GJ 0o 3 3 . .
[ > 5 202538 et al. 2011b; AlAnsari and Jahrami 2018). All reported

© 2021 The Authors. Journal of Intellectual Disability Research published by MENCAP and International Association of the
Scientific Study of Intellectual and Developmental Disibilities and John Wiley & Sons Ltd.



521

Journal of Intellectual Disability Research

VOLUME 65 PART 6 JUNE 2021

E. Rydzewska et al. + Mental ill-health in mothers

Mothers ID Mothers TD Std. Mean Difference Std. Mean Difference
Study or Subgroup Mean SD Total Mean SD Total Weight 1V, Random, 95% CI IV, Random, 95% CI
Blacher & Baker 2019 21.6 14.2 28 10 8.4 84 16.5% 1.14 [0.68, 1.59] -
Eisenhower et al. 2005 18.3 11.5 43  11.1 8 136 17.4% 0.80 [0.45, 1.15] -
Gupta & Kaur 2010 32.16 10.8 30 20.5 5 13 14.0% 1.21[0.50, 1.91] -
Hosseininik et al. 2018 7 1.16 48 7.5 0.96 48 17.0% -0.47[-0.87,-0.06] bl
Norlin & Broberg 2013 10.8 8.2 58 46 3.8 178 17.7% 1.18 [0.87, 1.50] -
Ong et al. 1999 274 425 75 232.1 31.8 75 17.5% 1.11[0.77, 1.46] -
Total (95% CI) 282 534 100.0% 0.82 [0.31, 1.33] ' 2
Heterogeneity: Tau? = 0.36; Chi? = 49.44, df = 5 (P < 0.00001); I> = 90% 4_10 _:5 3 10‘

Test for overall effect: Z = 3.13 (P = 0.002)

5
Mothers ID Mothers TD

Figure 4. Forest plot for six analysable studies presenting findings on stress in mothers of people with intellectual disabilities. Shows

standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects model. ID, children
with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at wileyonlinelibrary.com]

Mothers ID Mothers TD
Study or Subgroup Mean SD Total Mean SD Total Weight

Std. Mean Difference

Std. Mean Difference

1V, Random, 95% CI 1V, Random, 95% CI

Walker etal. 1992 3.62 1.28 24 2.83 1.27 24 48.4%
Weiss 2002 27.75 2.42 40 23.75 2.95 40 51.6%

Total (95% Cl) 64 64 100.0%
Heterogeneity: Tau® = 0.29; Chi* = 4.86, df = 1 (P = 0.03); I’ = 79%
Test for overall effect: Z = 2.45 (P = 0.01)

0.61[0.03, 1.19) F=
1.47 (0.97, 1.96) -
1.05 [0.21, 1.89] L 4
<10 -5 0 5 10

Favours [experimental] Favours [control]

Figure 5. Forest plot for two analysable studies presenting findings on emotional burden/exhaustion in mothers of people with intellectual
disabilities. Shows standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects

model. ID, children with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at

wileyonlinelibrary.com]

higher level of mental disorders in mothers of people
with IDs.

Data were suitable for meta-analysis in four studies,
which examined common mental disorders (Mugno
et al. 2007; Mirsaleh er al. 2011; AlAnsari and
Jahrami 2018; Blacher and Baker 2019) (Fig. 6). The
pooled SMD for difference in occurrence of common
mental disorders in mothers was 0.94, 95% CI [0.37,
1.52], P < .0oo1, showing a large effect size
demonstrating that levels of common mental
disorders were higher in mothers of children with IDs
compared with mothers of typically developing
children. However, there was evidence of high
statistical heterogeneity between studies, with
P =87%.

Somatic symptoms

Somatic symptoms were investigated in four studies
on mothers of children (Weiss 2002; Mirsaleh

et al. 2011; Long ez al. 2015; AlAnsari and

Jahrami 2018). Two studies used the somatic
symptoms subscale of the General Health
Questionnaire (Mirsaleh er al. 2011; AlAnsari and
Jahrami 2018) while the remaining studies used a
variety of measures. All studies reported more

somatic symptoms for mothers of people with IDs
apart from one paper (AlAnsari and Jahrami 2018).

Data were suitable for meta-analysis in three
studies which investigated somatic symptoms of
mental ill-health (Weiss 2002; Mirsaleh ez al. 2011;
AlAnsari and Jahrami 2018). The pooled SMD for
level of somatic symptoms experienced due to mental
ill-health by mothers of children with IDs and
mothers of typically developing children was 0.15,
95% CI [—o0.77, 1.07], P > .1, showing a statistically
non-significant small effect size demonstrating that
levels of these somatic symptoms do not differ greatly
between mothers of children with IDs and mothers of
typically developing children. There was also
evidence of high statistical heterogeneity between
studies, with I = 94% (Fig. 7).

Psychiatric disorders

Any psychiatric disorder was investigated in three
studies; one on mothers of children (Miller and
Keirn 1978) and two on mothers of children and
adults (Fairthorne ez al. 2015, 2016). Two studies
used records in statutory state-based registries of
hospital admissions and outpatient mental health
appointments (Fairthorne ez al. 2015, 2016). All three
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Mothers ID Mothers TD Std. Mean Difference Std. Mean Difference
Study or Subgroup Mean SD Total Mean SD Total Weight IV, Random, 95% CI 1V, Random, 95% CI
AlAnsari & Jahrami 2018 6.8 1.1 30 4.6 0.9 30 21.4% 2.16 [1.52, 2.81) —-
Blacher & Baker 2019 25.9 245 28 14.2 143 84 25.2% 0.67 [0.23, 1.11) -
Mirsaleh et al. 2011 27.29 14.73 124 17.49 7.07 124 27.8% 0.85 [0.59, 1.11) -
Mugno et al. 2007 68.79 13.4 49 64.38 15.4 42 25.6% 0.30 [-0.11, 0.72) ol
Total (95% CI) 231 280 100.0% 0.94 [0.37, 1.52] L 2
Heterogeneity: Tau® = 0.29; Chi* = 23.02, df = 3 (P < 0.0001); I = 87% !_10 —:S ) § 10:

Test for overall effect: Z = 3.24 (P = 0.001)

Mothers ID Mothers TD

Figure 6. Forest plot for four analysable studies presenting findings on common mental disorders in mothers of people with intellectual

disabilities. Shows standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects

model. ID, children with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at

wileyonlinelibrary.com]

Mothers ID Mothers TD Std. Mean Difference Std. Mean Difference
Study or Subgroup Mean SD Total Mean SD Total Weight 1V, Random, 95% ClI 1V, Random, 95% CI
AlAnsari & Jahrami 2018 1.13 0.3 30 1.46 0.39 30 32.0% -0.94 [-1.47,-0.40] -
Mirsaleh et al. 2011 7.06 4.08 124 4.4 295 124 34.9% 0.74 [0.49, 1.00) B
Weiss 2002 15.09 3.15 40 13.42 2.55 40 33.1% 0.58 [0.13, 1.02) -
Total (95% CI) 194 194 100.0% 0.15 [-0.77, 1.07]

Heterogeneity: Tau® = 0.61; Chi* = 31.13, df = 2 (P < 0.00001); I¥ = 94%
Test for overall effect: Z = 0.32 (P = 0.75)

~10 -5 0 5 10
Mothers ID Mothers TD

Figure 7. Forest plot for three analysable studies presenting findings on somatic symptoms in mothers of people with intellectual disabilities.

Shows Standardised mean difference (SMD) and 95% confidence interval (CI). Pooled effects estimate shown for random-effects model. ID,

children with intellectual disability; TD, typically developing children; SD, standard deviation. [Colour figure can be viewed at

wileyonlinelibrary.com]

studies reported higher levels of psychiatric disorders
in mothers of people with IDs, with the exception of
hypochondriasis and paranoia subscales investigated
by Miller and Keirn (1978), which reported lower
rates. Only one study reported data suitable for meta-
analysis, so it was not possible to conduct one.

Wellbeing

Six studies investigated wellbeing, using different
measures; five on mothers of children (Olsson and
Hwang 2002; Mugno ez al. 2007; Mirsaleh

et al. 2011; AlAnsari and Jahrami 2018; Hosseininik
et al. 2018) and one on mothers of adults
(Rimmerman and Muraver 2001). Two studies used
the General Health Questionnaire to measure social
dysfunction (Mirsaleh er al. 2011; AlAnsari and
Jahrami 2018) while the remaining studies used a
variety of measures to investigate different concepts
of wellbeing. One study reported non-significant
better wellbeing ratings in mothers of children with
IDs compared with mothers of typically developing
children (Mugno et al. 2007). Another study found
no statistical difference in wellbeing for mothers of
adults with IDs compared with typically developing
adults (Rimmerman and Muraver 2001). Although

all studies reported data suitable for meta-analysis,
they investigated very diverse and not easily
comparable concepts of wellbeing such as sense of
coherence, overall quality of life, social
dysfunction, psychological health, emotional and
health adjustment, wellbeing, and poor health. For
this reason, data on wellbeing were not
meta-analysed.

Gaps in evidence base

Only three studies, which met our inclusion criteria,
investigated mental ill-health of mothers of adults
with IDs, including two by the same author utilising
the same statutory state-based registries of hospital
admissions and outpatient mental health
appointments, which displayed a low risk of bias
(Fairthorne ez al. 2015, 2016). The third study,
which investigated mental ill-health in mothers of
adults only, displayed an uncertain risk of bias,
including a small and non-representative sample
and a report of no statistical differences observed
between the studied populations, thus limiting its
conclusions (Rimmerman and Muraver 2001).
These studies provide much needed insight into the
comparative health of mothers of older people with
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IDs, but clearly, more evidence is needed,
particularly given the likely increased burden of care
arising with ageing-related health difficulties in both
mothers and their adult children (Haley and
Perkins 2004; Chou ez al. 2011). As for all the
studies reviewed, findings were not broken down by
age group of mothers or their children or stages in
the caregiving trajectory.

Discussion

This systematic review extends the previous narrative
review of studies without comparison groups
(O’Keeffe and O’Hara 2008) by providing direct
meta-analytic evidence that mental ill-health is more
common in mothers of people with IDs than in
mothers of typically developing people. This
includes higher rates of anxiety, depression,
parenting stress, common mental disorders and
emotional burden, but not somatic symptoms.
However, we must acknowledge the heterogeneity of
the included studies, impeding syntheses in this
systematic review and in turn, increasing the need
for further robust research in this area. Our findings
are consistent with previous reports on mothers of
children with various disabilities or chronic health
conditions (Singer 2006; Bailey er al. 2007; Miodrag
et al. 2015) and developmental disabilities

(Lee 2013). The ill-health experienced by mothers of
people with IDs is highly likely to also impact their
children and create a circular vortex of family ill-
health, as studies of samples with different
disabilities (Witt et al. 2003) and in general
population (Plass-Christl ez al. 2017) have shown.
We also identified considerable gaps in the evidence
base, particularly a lack of robust, comparative
studies on mothers’ mental ill-health across the
caregiving trajectory, which is important given that
typically developing children usually become
increasingly independent and move on to a much
greater extent than children with IDs. Information
on mothers’ health is important to identify the
pivotal points in the caregiving trajectory when
mothers require support to prevent/ameliorate
mental ill-health, and to heighten awareness of
burden of care for healthcare providers to ensure
that families of people with IDs receive the best
possible care.

Current evidence and future directions

Alhough we identified a number of studies, the
quality of existing research is limited, particularly
regarding sample sizes, sample recruitment, and
inclusion criteria. Unlike in a meta-analysis of studies
investigating adverse health in parents of children
with disabilities and chronic health conditions using
the Parenting Stress Index’s Health Sub-domain only
(Miodrag et al. 2015), a wide variety of mental
ill-health measures and concepts were used in this
meta-analysis, to a certain extent impeding synthesis.
A meta-analysis of comparative studies of depression
in mothers of children with and without
developmental disabilities also recorded a variety of
measures used to study the concept, but this fact did
not impede the pooling of the effect sizes

(Singer 2006).

As noted above, few studies that met our inclusion
criteria investigated mental ill-health in mothers of
adults, and none reported findings separately for
mothers of different ages or at different stages of the
caregiving trajectory. More robust evidence is,
therefore, needed in order to further explore and
isolate with certainty the primary causes of parental
ill-health in order to draw firm conclusions and
inform interventions, as well as improving our
understanding of the long-term impact of the mental
ill-health experienced across the caregiving trajectory
on quality of life, suicidal ideation and other health
inequalities experienced by mothers of people with
IDs. This in turn will allow for informed decision
making around support and healthcare service
commissioning and provision for families of people
with IDs. Given that maternal mental health
difficulties are likely to have a substantial impact on
family needs and quality of life, both the need for
improved support for mothers and the need for
further methodologically robust research is clearly
indicated.

It is also worth noting that while our review did not
focus on the factors, which may have particular
impact on mothers’ mental health, these may include
a multitude of components such as increased
demands on parents’ time because of the increased
needs to navigate services and advocate for child’s
care (e.g. Haveman er al. 1997), awareness of and
experience of stigma (e.g. Ali ez al. 2012) or cognition
of parenting self-esteem and parental locus of control
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(e.g. Hill and Rose 2009). Some studies have also
shown that behaviour problems in populations with
IDs may contribute more significantly to parenting
stress than the diagnosis of IDs per se (e.g. Baker

et al. 2003; Neece and Baker 2008). The
aforementioned studies highlight that although the
findings consistently show more mental health
problems in mothers of people with IDs, the aetiology
of these problems may not be solely attributed to the
diagnosis of IDs itself but is most likely associated
with wider challenges of raising a child with IDs.

Strengths and limitations of this study

Strengths of our review include the prospective
registration of the protocol, clear inclusion and
exclusion criteria, comprehensive search strategy,
including searching multiple databases and no time
limits, double rating of paper selection and quality,
systematic data extraction, and meta-analyses where
possible. However, the review is limited by excluding
papers that were not available in English. We also
excluded studies with comparison groups with
mothers of non-typically developing children,
syndrome-specific studies, and studies on samples
with developmental delay that did not clearly have
IDs. Only 10% of papers were screened by two
reviewers (E. R. and K. D.), but there was a perfect
agreement between them (x = 1.00) and we ensured
achieving consistency prior to ceasing double rating.
Data extraction was performed only by the first
reviewer (E. R.) but was undertaken systematically
using a structured database. We were not able to
provide details on the age of the children as the
majority of the reviewed studies did not report this in
detail; hence, we were only able to group reviewed
studies by broad developmental stages (i.e. childhood
and adulthood). Our aim to determine maternal
health across the caregiving trajectory was
undermined by the limitations of the evidence base.
Methodological, outcome measure and reporting
heterogeneity limited the studies that could be
included in the meta-analyses and conclusions that
could be drawn from them. Indeed, even after
restricting the number of synthesised studies,
heterogeneity was high in all meta-analyses, and this
limitation on reliability of results must be
acknowledged. Furthermore, the small number of
studies, which reported on the mean, standard

deviation and sample size necessary for calculating
an unbiased SMD meant that findings from
meta-analyses of studies on anxiety, common
mental disorders, somatic symptoms of mental
ill-health and emotional burden/exhaustion are
limited to very few studies. Additionally, included
studies were predominantly from high-income
countries and included samples of predominantly
Caucasian mothers, so there may be unexplored
cultural differences in the reviewed studies

(e.g. Eisenhower and Blacher 2006; Blacher and
Baker 2007; Long et al. 2015). For these reasons,
findings from these meta-analyses should be
interpreted with caution.

Conclusions

Mothers of people with IDs experience more mental
ill-health than mothers of typically developing people,
particularly anxiety, depression, parenting stress,
common mental disorders and emotional burden.
Studies are heterogeneous, and gaps remain,
particularly on mothers of adults with IDs, and at
different ages and stages of the caregiving trajectory.
Healthcare providers require heightened awareness of
the high rates of mental ill-health and burden of care
placed on mothers of people with IDs and need to
provide support for the whole family, not only the
person with IDs.
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A: Appendix I: search strategy

Search methods for identification of studies

We searched the following electronic databases for all
available years for English language papers: the
Cumulative Index to Nursing and Allied Health
Literature (CINAHL), Excerpta Medica dataBASE
(EMBASE), Medical Literature Analysis and
Retrieval System Online (MEDLINE) and
Psychological Information Database (PsycINFO).

Electronic searches

We used the following Ovid MEDLINE search
strategy and adapted it as appropriate for other

databases:
I ((mental*) adj3 (handicap* or retard*)).tw.
2 ((disabilit*) adj3 (intellectual)).tw.
3 or/1-2
4 depress*.mp.
5 (mental disorder* or anxi* or anxiety disorder*

or (bipolar and related disorder*) or behaviour
disorder* or behavior disorder* or delirium or
dissociative disorder* or emotional disorder* or
mental instability or mood disorder* or affective
disorder* or neurosis or personality disorder* or
psychosis or psychosomatic disorder* or psychi-
atric disorder* or stress* or stress related disor-
der* or stress-related disorder* or paranoid
disorder* or psychotic disorder*).mp.

psychopatholog*.tw.

mental health.tw.

mental ill-health.tw.

mental ill health.tw.

10 (mental adj2 (disorder* or problem* or condi-
tion*)).tw.

1 (well-being or wellbeing).tw.

12  or/4-I1

o I &

13 (mothers or parent).mp.
14 mother*.tw.

15 maternal.tw.

16 (caregiver* or care-giver*).mp.
17 carer*.tw.

18 (mum* or mom¥*).tw.
19 parent*.tw.

20 or/13-19

21 3 and 12 and 20

22 Humans/

23 2I and 22

Searching other resources

We checked the reference list of all relevant studies in
order to find additional publications which may have
been missed by our electronic searches (e.g.
unpublished or in-press citations).
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B: Appendix 2: quality assessment scoring for individual CASP items

Cummings  Miller and Harris and Walker Walker
CASP item' etal. 1966 Keirn 1978 McHale 1989 etal. 1989 etal. 1992
|. Did the study address a clearly focused issue? Yes Yes Yes Yes Yes
2. Was the cohort recruited in an acceptable way? Yes Yes Yes Yes Yes
3. Was the exposure accurately measured to Yes Yes Cannot tell Yes Yes
minimise bias?
4. Was the outcome accurately measured to Yes Cannot tell Yes Yes Yes
minimise bias?
5. (a) Have the authors identified all important Yes No Cannot tell Yes No
confounding factors?
5. (b) Have they taken account of the confounding Yes No Cannot tell Yes No
factors in the design and/or analysis?
6. (a) Was the follow up of subjects complete Yes Yes Yes Yes Yes
enough?
6. (b) Was the follow up of subjects long enough? Yes Yes Yes Yes Yes
7. What are the results of this study? Yes Yes Yes Yes Yes
8. How precise are the results? Yes Yes Yes Yes Yes
9. Do you believe the results? Yes Yes Yes Yes Cannot tell
10. Can the results be applied to the local Yes Yes Yes Yes Yes
population?
I'1. Do the results of this study fit with other Yes Yes Yes Cannot tell  No
available evidence?
12. What are the implications of this study for Yes No Yes Yes Yes
practice?
Total score A C2.1 B2 Bl (o]

TPossible scorings for individual items: yes (low risk), cannot tell (unknown risk), no (high risk).

CASP, Critical Appraisal Skills Programme Checklist.

Rating A = low risk of bias for all 12 items.

Rating Bx = uncertain risk of bias for x items, low risk of bias in all other items.

Rating Cy,x = high risk of bias in y items, uncertain risk of bias in x items, low risk of bias in all other items.
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Eisenhower Lenhard Abasiubong Emerson
CASP item' Emerson 2003 et al. 2005 et al. 2005 etal. 2006 et al. 2006
|. Did the study address a clearly focused issue? Yes Yes Yes Yes Yes
2. Was the cohort recruited in an acceptable way? Yes Yes Yes Yes Yes
3. Was the exposure accurately measured to Cannot tell Cannot tell Cannot tell  Yes Cannot tell
minimise bias?
4. Was the outcome accurately measured to Yes Yes Cannot tell  Yes Cannot tell
minimise bias?
5. (a) Have the authors identified all important No Yes Yes Cannot tell Yes
confounding factors?
5. (b) Have they taken account of the confounding No Yes Cannot tell  Cannot tell Yes
factors in the design and/or analysis?
6. (a) Was the follow up of subjects complete Yes Yes Yes Yes Yes
enough?
6. (b) Was the follow up of subjects long Yes Yes Yes Yes Yes
enough?
7. What are the results of this study? Yes Yes Yes Yes Yes
8. How precise are the results? No Yes No No No
9. Do you believe the results? Yes Yes Yes Yes Yes
10. Can the results be applied to the local Yes Yes Yes Yes Yes
population?
I'1. Do the results of this study fit with other Yes Yes Yes Yes Yes
available evidence?
12. What are the implications of this study for Yes Yes Yes Yes No
practice?
Total score Ca.l Bl Cl3 Cll 22

TPossible scorings for individual items: yes (low risk), cannot tell (unknown risk), no (high risk).

CASP, Critical Appraisal Skills Programme Checklist.
Rating A = low risk of bias for all 12 items.

Rating Bx = uncertain risk of bias for x items, low risk of bias in all other items.

Rating Cy,x = high risk of bias in y items, uncertain risk of bias in x items, low risk of bias in all other items.
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Olsson and Mugno Neece and Olssonand Gupta and
CASP item' Hwang 2006 et al. 2007 Baker 2008 Hwang 2008 Kaur 2010
|. Did the study address a clearly focused issue? Yes Yes Yes Yes Yes
2. Was the cohort recruited in an acceptable way? Yes Yes Yes Yes Yes
3. Was the exposure accurately measured to Yes Yes Yes Cannot tell Yes
minimise bias?
4. Was the outcome accurately measured to Yes Yes Yes Yes Yes
minimise bias?
5. (a) Have the authors identified all important Cannot tell Yes Yes Yes No
confounding factors?
5. (b) Have they taken account of the confounding Cannot tell Yes Yes Yes No
factors in the design and/or analysis?
6. (a) Was the follow up of subjects complete Yes Yes Yes Yes Yes
enough?
6. (b) Was the follow up of subjects long enough? Yes Yes Yes Yes Yes
7. What are the results of this study? Yes Yes Yes Yes Yes
8. How precise are the results? Yes Yes Cannot tell Yes No
9. Do you believe the results? Yes Yes Yes Yes Yes
10. Can the results be applied to the local Yes Yes Yes Yes Yes
population?
Il. Do the results of this study fit with other Yes Yes Yes Yes Yes
available evidence?
12. What are the implications of this study for Cannot tell Yes Yes Cannot tell No
practice?
Total score B2 A Bl B2 C3

TPossible scorings for individual items: yes (low risk), cannot tell (unknown risk), no (high risk).

CASP, Critical Appraisal Skills Programme Checklist.

Rating A = low risk of bias for all 12 items.

Rating Bx = uncertain risk of bias for x items, low risk of bias in all other items.

Rating Cy,x = high risk of bias in y items, uncertain risk of bias in x items, low risk of bias in all other items.
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Mirsaleh Totsika Totsika Kilic Norlin and
CASP item' etal. 2011 etal.20l1a etal. 2011b etal. 2013 Broberg 2013
|. Did the study address a clearly focused issue? Yes Yes Yes Yes Yes
2. Was the cohort recruited in an acceptable way? Yes Yes Yes Yes Yes
3. Was the exposure accurately measured to Yes Yes Cannot tell Cannot tell  Yes
minimise bias?
4. Was the outcome accurately measured to Yes Yes Yes Yes Yes
minimise bias?
5. (a) Have the authors identified all important No Cannot tell  Cannot tell No Yes
confounding factors?
5. (b) Have they taken account of the confounding No Cannot tell  Cannot tell No Yes
factors in the design and/or analysis?
6. (a) Was the follow up of subjects complete Yes Yes Yes Yes Yes
enough?
6. (b) Was the follow up of subjects long enough? Yes Yes Yes Yes Yes
7. What are the results of this study? Yes Yes Yes Yes Yes
8. How precise are the results? Yes Yes Yes Yes Yes
9. Do you believe the results? Yes Yes Yes Yes Yes
10. Can the results be applied to the local population?  Yes Yes Yes Yes Yes
I'l. Do the results of this study fit with other available  Yes Yes Yes Yes Yes
evidence!
12. What are the implications of this study for practice? No Yes Yes Yes Yes
Total score C2 Bl B2 Cl.1 A

TPossible scorings for individual items: yes (low risk), cannot tell (unknown risk), no (high risk).
CASP, Critical Appraisal Skills Programme Checklist.

Rating A = low risk of bias for all 12 items.

Rating Bx = uncertain risk of bias for x items, low risk of bias in all other items.

Rating Cy,x = high risk of bias in y items, uncertain risk of bias in x items, low risk of bias in all other items.
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Fairthorne Long Faithorne AlAnsari and Hosseininik Blacher and
CASP item' etal. 2015 etal. 2015 etal. 2016 Jahrami2018 etal. 2018 Baker 2019
|. Did the study address a clearly Yes Yes Yes Yes Yes Yes
focused issue?
2. Was the cohort recruited in an Yes Yes Yes No Yes Yes
acceptable way?
3. Was the exposure accurately Yes Yes Yes Yes Cannot tell Yes
measured to minimise bias?
4. Was the outcome accurately Yes Yes Yes Yes Yes Yes
measured to minimise bias?
5. (a) Have the authors identified Yes Yes Yes Yes No Yes
all important confounding factors?
5. (b) Have they taken account of the Yes Yes Yes Cannot tell No Yes
confounding factors in the design and/or
analysis?
6. (a) Was the follow up of subjects Yes Yes Yes Yes Yes Yes
complete enough?
6. (b) Was the follow up of subjects Yes Yes Yes Yes Yes Yes
long enough?
7. What are the results of this study? Yes Yes Yes Yes No Yes
8. How precise are the results? Yes Cannot tell  Yes Yes No Yes
9. Do you believe the results? Yes Yes Yes Yes No Yes
10. Can the results be applied to Yes Yes Yes Yes Cannot tell Yes
the local population?
I'1. Do the results of this study fit Yes Yes Yes Yes Yes Yes
with other available evidence?
12. What are the implications of Yes Yes Yes No No Yes
this study for practice?
Total score A Bl A C2.1 C52 A

TPossible scorings for individual items: yes (low risk), cannot tell (unknown risk), no (high risk).

Rating A = low risk of bias for all 12 items.
Rating Bx = uncertain risk of bias for x items, low risk of bias in all other items.

Rating Cy,x = high risk of bias in y items, uncertain risk of bias in x items, low risk of bias in all other items.
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