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Abstract

Background

Cysticercosis (CC) is a tissue infection caused by the larval cysts of the pork tapeworm Tae-
nia solium. It is usually acquired by eating contaminated food or drinking water. CC Cysts
can develop in the muscles, the eyes, the brain, and/or the spinal cord. T. solium is found
worldwide, but its prevalence has decreased in developed countries due to stricter meat
inspection and better hygiene and sanitation. Nevertheless, CC is still a leading cause of sei-
zures and epilepsy. In Spain, The disease is not nationally reportable and data on CC
infected animals are also missing, despite the European Directive 2003/99/EC.

Methodology/Principal findings

We performed a retrospective descriptive study using the Spanish Hospitalization Minimum
Data Set (CMBD). Data with ICD-9 CM cysticercosis code (“123.1”) placed in first or second
diagnostic position from 1997 to 2014 were analyzed. Hospitalization rates were calculated
and clinical characteristics were described. Spatial distribution of cases and their temporal
behavior were also assessed. A total of 1,912 hospital discharges with clinical cysticercosis
were identified. From 1998 to 2008, an increasing trend in the number of CC hospitalizations
was observed, decreasing afterwards, in parallel with a decrease in the external migration
rate. The Murcia region had the highest median hospitalization rate (13.37 hospitalizations/
100,000 population), followed by Navarra and Madrid. The 16—44 age group was the most
represented (63.6%). The three most frequent associated diagnoses were epilepsy and
convulsions (49.5%), hydrocephalus (11.8%) and encephalitis/myelitis/meningitis (11.6%).

Conclusions/Significance

There is a need for a common strategy on data collection, monitoring and reporting, which
would facilitate a more accurate picture on the CC epidemiological scenario. Even if most
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cases might be imported, improving the human and animal CC surveillance will result useful
both in gaining extended disease knowledge and reducing morbidity and related-costs.

Author summary

Cysticercosis (CC), caused by the larval cysts of the pork tapeworm Taenia solium, is a
neglected tropical disease (NTD). It is acquired when worm eggs are ingested and the
developing larvae migrate through the body and form cysts in tissues. Frequent in pigs, it
can also affect humans, usually when they swallow T. solium egg-contaminated soil, water
or food (mainly vegetables) or through self-infection or person to person transmission
when hygiene practices are insufficient. CC is the most frequent preventable cause of epi-
lepsy worldwide, and is estimated to cause 30% of all epilepsy cases in countries where the
parasite is endemic.T. solium in humans has been emerging as a public health concern in
Europe due to the increased number of diagnosed CC cases in recent decades. This situa-
tion has been linked to increased travels and migratory movements towards and from
endemic countries. In Spain, there is no surveillance system in place. Thus, the CC disease
burden remains unknown. This study provides an 18-year review of the epidemiological
trends and patient characteristics in order to assess the impact of CC hospitalizations in
Spain. In this way, we aimed to describe for the first time the national human CC scenario
in Spain.

Introduction

Cysticercosis (CC) is a parasitic tissue infection caused by larval cysts of the pork tapeworm
Taenia solium [1]. Pigs, the CC natural intermediate hosts, become infected by eating tape-
worm eggs in the feces of a human infected with a tapeworm. Human acquire CC through fae-
cal-oral contamination with T. solium eggs from human tapeworm carriers [2]. Humans are
the only definitive host for T. solium, while T. saginata CC is only a disease of cattle and has
veterinary importance in beef and dairy production [1,3].

Among foods, uncooked vegetables are the major source [3]. Clinical syndromes related to
CC are divided into neurocysticercosis and extraneural cysticercosis [2] [4]. Neurocysticerco-
sis (NCC) is the greatest cause of acquired epilepsy worldwide, and is also increasingly seen in
more developed countries because of immigration from endemic areas [2]. Other symptoms
of CC include intracranial hypertension, hydrocephalus, meningoencephalitis, psychiatric dis-
order, stroke, and/or radiculopathy or myelopathy, if the spinal cord is involved [5]. The peak
severity of CC has been estimated to occur 3-5 years after initial infection, but it can be
delayed over 30 years [6]. Outside the central nervous system, cysticercosis causes no major
symptoms besides the eye [2]. Postmortem studies in endemic areas suggest that 80% of NCC
infections are asymptomatic. Consequently, many cases are never diagnosed or are found inci-
dentally during imaging procedures [5].

Cysticercosis is a zoonosis of public health importance; with significant economic impacts
on the health and meat sectors. The prevalence of CC in humans is highly variable within a
country and between countries [1]. This variability is due to hygienic habits and socio-eco-
nomic conditions, quality of meat inspection and culinary habits. CC is common throughout
Latin America, most of Asia, sub-Saharan Africa, and parts of Oceania [7]. In Europe, human
CC is not notifiable and therefore it is difficult to assess its epidemiology. Detection and
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reporting of animal CC cases is mainly based on official meat inspection [8]. CC was consid-
ered to be endemic in the past, however, some foci continue to be reported in Bulgaria, Latvia,
Lithuania, Poland, Portugal, and Romania [9]. Sporadic cases of CC have also been docu-
mented in other EU countries, yet it is not known if transmission occurred recently or in the
past. An effective surveillance system is lacking at European level, so the problem may be cer-
tainly underestimated [10]. Besides, the increasing number of migrants from endemic coun-
tries (specially Latin America, Sub-Saharan Africa and Southeast Asia) and international
travelers has resulted in an increase of CC in Europe [11]. A particular epidemiological situa-
tion is present in Spain and Portugal, where a recent review carried out by Fabiani et al.
showed a number of cases more than fivefold the total cases reported in the seventeen Euro-
pean countries analyzed [10].

Spain is the country reporting the highest number of imported cases of CC, probably
because it hosts the largest number of migrants coming from Latin American in Europe [9],
where CC is highly prevalent [12]. Up to date, there is no surveillance system for CC disease
implemented in Spain. However, hospitalized cases are recorded within the National Health
System'’s Hospital Discharge Records Database (Conjunto Minimo Basico de Datos or CMBD
in Spanish) belonging to the Spanish Ministry of Health. In this paper, we describe for the first
time CC related hospitalizations in Spain between 1997 and 2014, in terms of time, geographi-
cal distribution, and disease related individual characteristics.

Methods
Data analysis

We performed a retrospective descriptive study using the CMBD for the time period January
Ist, 1997 to December 31st, 2014. International Classification of Diseases, Ninth Revision,
Clinical Modification (ICD-9CM), the ICD version employed during the study period, was
used for this purpose [13]. Registers with ICD-9 CM “other cestode infection” codes (“123.*”)
placed in first or second diagnostic position were analyzed. For further analysis, hospitalization
discharges coded as cysticercosis (ICD-9 CM code 123.1) were selected.

The CMBD database receives notification from around 98% of the public hospitals in Spain
[14]. The National Health System (NHS) provides free medical care to 99.5% of the Spanish
population, although those persons not covered by the NHS can be attended at the public hos-
pitals. Private hospitals represent only a small proportion of all hospital admissions. Since
2005, CMBD also has a gradual coverage from private hospitals [15].

For each entry, we collected socio-demographic (sex, age and autonomous community of
residency) and clinical data (other diagnosis, type and department of admission, average
length of hospitalization, non-invasive procedures and history of surgical intervention during
the hospitalization, re-admission, outcome, hospitalization’s cost to the health care system,
financing regime and diagnosis related group (DRG)). Age was categorized in four groups:
0-15, 16-44, 45-64 and > 65 years old. These four age categories were selected to provide an
overview of children, young adults, older adults and seniors. Other selected co-diagnoses were
also explored. These diagnoses were assessed by searching all those ICD-9-CM codes possibly
associated with CC in any diagnostic position, and included: diseases of the nervous system
and sense organs, endocrine, metabolic and immunity disorders and HIV infection. Differ-
ences in proportions were assessed by the %2 test and 95% confidence intervals (95% CI) were
calculated. ANOVA was used to compare differences in means. We used two-sided tests and
p < 0.05 was considered significant.

The average number of hospitalizations per year and autonomous community (Comuni-
dades Autonomas or CC.AA in Spanish) were calculated in order to assess temporal and
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geographical patterns. Official population figures of the Spanish municipalities were used as
population at risk for the study period 1998-2014 [16]. Data was missing for 1997, thus the
population data from the Intercensus Population Estimates were used for that year [17].
Migrations Statistics were also obtained from the Spanish National Statistical Institute. The
external migration rates were computed by using residential variation statistic, only available
for the period 2002-2014 [18]. Those countries considered endemic for CC (Latin America,
Southeast Asia and Sub-Saharan Africa) were selected. External migration rates were com-
puted for the whole country and separately for those CC.AA with the highest CC hospitaliza-
tion rates. It was assumed that the age distribution of the population covered by these hospitals
was similar to the general population. Results in terms of mean rates by CC.AA were plotted in
maps for the whole study period using the Geographical Information System QGis free soft-
ware version 2.18.13. Data analysis was performed using STATA software version 12.

Ethics statement

This study involves the use of patient medical data from The Spanish Centralized Hospital Dis-
charge Database (CMBD). These data are hosted by the Ministry of Health Social Services and
Equality (Ministerio de Sanidad, Servicios Sociales e Igualdad or MSSSI in Spanish). Research-
ers working in public and private institutions can request the databases by filling, signing and
sending a questionnaire available at the MSSSI website. In this questionnaire a signed Confi-
dentiality Commitment is required. All data are anonymized and de-identified by the MSSSI
before it is provided to applicants. According to this Confidentiality Commitment signed with
the MSSSI, researchers cannot provide the data to other researchers that must request the data
directly to the MSSSI [14].

Results
Spatial and temporal trends in Spain

A total of 2,067 hospital discharges with “other cestode infection” diagnosis placed as first or
second diagnostic position were identified for the 18-year study period (ICD-9-CM codes
123.%). Out of them, 1,912 cases (92,5%) were cysticercosis hospitalizations, while the remain-
ing 155 hospitalizations were due to intestinal taeniasis (Table 1).

The temporal distribution of hospitalizations related to clinical CC as first or second diag-
nosis during the 18-year study period is represented in Fig 1. From 1998 to 2008, an increasing
trend in the number of CC hospitalizations was observed. Hospitalization rates peaked in 2008
and were afterwards followed by a steady decline, in parallel with a decrease in the external
migration rate, which began to decline in 2006.

At national level, the median annual CC hospitalization rate was 4.22/100,000 population.
Regarding the regional distribution, the Murcia region had the highest median CC hospitaliza-
tion rate (13.37 hospitalizations/100,000 population), followed by Navarra (10.09/100,000 pop-
ulation), Madrid (9.32/100,000 population), Aragon (6.21/100,000 population) and Rioja
(6.04/100,000 population) (Fig 2, S1 Table).

Hospitalization trends from those regions with higher rates revealed different patterns. In
Murcia, hospitalization rate reached high values in 2005, 2008 and 2012, with an overall
decreasing trend. A similar trend was identified in Aragon, with peaks in 2004 and 2007 but a
tendency to increase since 2011. In Madrid and Navarra, the tendency in the number of hospi-
talization rates paralleled the external migration rate. In Rioja there was a peak between 2006
and 2008 (Fig 3).
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Table 1. Hospitalization discharges caused by intestinal and tissue Taenia spp (n = 2,067), CMBD database, 1997-2014, Spain.

Type of taeniasis ICD-9 codes ICD-9 description n %
Intestinal taeniasis 123.0 Taenia solium infection intestinal form 26 1.26
123.2 Taenia saginata infection 59 2.85
123.3 Taeniasis unspecified 70 3.39
Taenia solium cysticercosis 123.1 Cysticercosis 1,912 92.50
Total 2,067 100

https://doi.org/10.1371/journal.pntd.0006316.t001

Clinical characteristics of cysticercosis related hospitalizations

The mean age of the 1,912 CC hospitalized patients was 38 years (range 0-97), being the 16-44
age group the most represented. This age group also had the highest incidence rate (6.3/
100,000), followed by above 65 years old (3.4/100,000), 45-64 years old (3.0/100,000) and
under 15 (2.2/100,000). The percentage of CC hospitalized men and women was similar. The
majority of patients were discharged at home, decease occurring in 1.5%. The average length
of stay for clinical CC hospitalizations was 13 days. We found a wide range for the hospitaliza-
tion median cost with a median per patient of 29,327.4 euros. Other clinical characteristics are
summarized in Table 2.

The most frequent diagnostics associated with clinical cysticercosis were diseases of the ner-
vous system and sense organs, such as epilepsy and convulsions (49.5%), hydrocephalus
(11.8%) encephalitis/myelitis/meningitis (11.6%) and occlusion of cerebral arteries/hemiplegia
(4.2%), which could be related to subarachnoideal NCC.

Of all hospitalizations with CC, surgical procedures in the central nervous system occurred
in 520 hospitalizations (27.2%). The most frequent were: diagnostic procedures on spinal cord
and spinal canal structures (n = 367), extracranial ventricular shunt and revision, removal, and
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Fig 1. Temporal trend of hospitalizations with cysticercosis as first or second diagnosis and external migration rates.
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irrigation of ventricular shunt (n = 169), procedures over the skull (craniotomy), brain, and
cerebral meninges (n = 30), and other neurosurgical procedures as ventriculostomy (n = 52).

Regarding other non-neurological diagnoses, the most frequent were unspecified essential
hypertension (9.1%), pure hypercholesterolemia (4.5%) and unspecified hyperlipidemia
(4.3%), diabetes mellitus (3.8%) and some addictions such as tobacco use disorder (8.7%) and
alcohol dependence syndrome (2.3%) (S2 Table).

Major diseases causing immunosuppression were checked in the database. Only 12 patients
were seropositive for the HIV and 3 presented disorders of the immune system causing immu-
nosuppression. Comparison of “immunosuppressed” and “immunocompetent” patients” clin-
ical characteristics was carried out. The exitus outcome was more frequent in the
immunosuppressed group (6.7% vs 1.4%), although this difference was not significant
(p = 0.092). The only significant difference was related to the hospitalizations time; immuno-
suppressed patients were hospitalized longer than immunocompetent patients (p<<0.001).

Discussion

This study provides an 18-year review of the epidemiological trends and patient characteristics
in order to assess the impact of CC hospitalizations in Spain. Overall, there were few intestinal
taeniases compared with clinical cysticercosis. Humans can become infected with taeniasis by
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eating raw or undercooked beef (T. saginata) or pork (T. solium and T. asiatica) [9]. This
lower rate would be explained because Taenia spp infections are mostly managed in outpatient
care, not requiring hospital admission. On the other hand, T. solium taeniasis could be overes-
timated since T. solium can be misidentified with the more common T. saginata [19]. Further-
more, prevalence of taeniosis is usually lower than that of CC, a fact understandable as one
tapeworm carrier may infect hundreds of people and thousands of pigs [20].
From 1998 to 2008, an increasing trend in the number of hospitalizations with CC was
observed, peaking in 2008 and steady declining afterwards, in parallel with a decrease in the
external migration rate. The analysis of the literature showed that due to increased migration
and travels from endemic regions, CC is becoming a constantly growing public health problem
also in high-income countries, particularly affecting communities where hygiene conditions
are poor and consequently the parasite’s eggs can spread [4,9,21]. In Spain, and probably
related to the economic crisis, many immigrants have return to their country of origin in the
last decade, which could contribute to explain the decrease in CC hospitalization rates, at least
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Table 2. Clinical characteristics of cysticercosis hospitalizations (n = 1,912), CMBD database, 1997-2014, Spain.

Variables n (%)
Sex Male 983 (51.4)
Female 929 (48.6)
Age-groups <15y 145 (7.6)
16-44y 1,216 (63.6)
45-64y 308 (16.1)
>=65y 243 (12.7)
Surgical intervention No 1,690 (88.4)
Yes 222 (11.6)
Type of admission Urgent 1,558 (81.5)
Programmed 352 (18.4)
Others/unknown 2(0.1)
Type of discharge Home 1,813 (94.8)
Transfer 46 (2.4)
Others/unknown 25 (1.3)
Exitus 28 (1.5)
Readmission No 1,707 (89.3)
Yes 205 (10.7)
Median (range)
Hospitalization time (days) 13.1 (0-205)
Hospitalization cost (euro) 29,327.4 (0-2,455,119.2)

https://doi.org/10.1371/journal.pntd.0006316.t002

partially. Unfortunately, the data provided by the Spanish CMBD do not include the place of
origin of patients, so this hypothetical relationship is not sufficiently substantiated on data.
Autochthonous cases also exist in Europe, particularly in Spain and Portugal [10], but it seems
that the patients ‘profile differ. Esquivel et al. reported a growing frequency of CC in Madrid
(Spain), especially in young adults with active disease forms, which they related to changes in
migratory flows, as Spanish-born patients were elderly, had emigrated many years earlier from
rural areas where the disease was formerly prevalent, and had inactive forms of the disease
[22]. In our study, the most represented age group was 16-44 years old. This data might stand
the hypothesis on the supposed parallel between the number of (hospitalized) cases and the
migration trend (in particular that coming from Latin America). Nevertheless, further research
is needed to support this hypothesis.

On the other hand, immigration from endemic areas may also play a role in the appearance
of autochthonous CC by human to human transmission [2]. CC can be acquired through con-
sumption of food contaminated by a T. solium tapeworm-infected commercial food handler
from endemic countries, or even by direct contact [23]. Taenia eggs, which are infective shortly
after been excreted by hosts, have been recovered from the dirt under the fingernails as well as
from tapeworm carriers” skin and clothes [24]. Moreover, tapeworm eggs can survive in con-
taminated produce for relatively long periods in the environment under favorable conditions
[25]. The recent small number of reported cases of autochthonous cysticercosis in the litera-
ture may indicate that the risk is low, however, misreporting of the disease and its long incuba-
tion period make difficult to assess this transmission pattern.

The 7.6% of clinical CC hospitalizations were pediatric cases (<15 years old). CC can occur
in children with only a single exposure to eggs. Children tend to have solitary cysts and fewer
complications [26]. In Europe, few pediatric CC have been reported, mainly in migrants from
Latin-America [9]. In Spain, a 13 years old autochthonous boy with focal seizure and previous
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contact with CC infected Ecuadorian has been described [27]. Three more cases in non-Span-
ish born children have been described in the literature [28,29].

Murcia, Navarra and Madrid were the regions with the highest median hospitalization
rates. We know that in Spain, immigrants’ colonies tend to be concentrated within the national
territory, mainly in the regions of greater economic weight (Madrid, Catalonia and Valencian
community), with relevant differences by country of origin. According to official figures,
Madrid and Murcia are among the regions with the highest rates of Latin-American immigra-
tion [30]. However, these figures do not explain the case of Navarra. We also found significant
differences between regions. When we compare the hospitalization trends within the regions
with higher rates, with the external migration rates, only Madrid, Navarra and La Rioja corre-
lated, showing Murcia and Aragon independent patterns. A possible explanation might be the
higher proportion of autochthonous cases in these two regions, whether they are truly autoch-
thonous cases, or human to human transmitted. We know that Aragon has recently reinforced
the fight against animals’ diseases (2015) [31] and that transmission exist, as confirmed by a
recent teenager case in this same region (2017) [32]. Regarding the region of Murcia, it seems
that most CC are imported cases [33], even if the graphs didn 't overlapped perfectly. Other
possible explanations are differences in disease surveillance over the study period; differences
in the interest for cysticercosis from clinicians and researchers, or regional disparities on the
diagnostic criteria. Unfortunately, important information is missing in CMBD to settle further
hypotheses.

In regard to the signs and symptoms of clinical CC, they are particularly diverse and depend
upon several factors, such as the number, location, growth, stage of degeneration and inflam-
mation and host factors [34,35]. In this study, most frequent co-diagnoses were those affecting
the nervous system, being the most common seizures/epilepsy/convulsive symptoms, which is
consistent with the main associated symptoms to parenchymal CC [3]. Hydrocephalus,
encephalitis and meningitis were also common, as well as related medical procedures like ven-
triculostomy or extracranial ventricular shunt, mainly associated with subarachnoideal and
intraventricular CC. Overall, clinical CC symptoms are variable and depend on the types of
involvement and degree of inflammation, which in turn may depend on other factors, such as
the patient’s immune status, exposure time, etc. [35]. Immunosuppression has been linked to
the severity of the disease. In fact, the effect of the antiparasitic drug seems to occur by expos-
ing the parasites to the host’s immune system, rather than by a direct, immediate drug effect
on the parasite as a whole [36]. In this study, few patients presented any disorders of the
immune system or were seropositive for HIV. The influence of HIV infection on the natural
history of cysticercosis is yet to be defined [37]. Other frequent diagnoses were hyperlipidemia,
essential hypertension, tobacco use disorder and diabetes mellitus, although they were less
prevalent than in the general Spanish population [38]. Nevertheless, not all the patients” diag-
noses and risk factors are recorded in the CMBD, only those considered by clinicians as related
to that hospitalization episode. Moreover, even if all the possible diagnoses were explored in
the database, there is important missing information in the CMBD regarding other basal
health conditions.

Limitations and conclusions

Several considerations should be taken into account when interpreting the findings from this

research. Our study included cases of CC requiring hospitalization (clinical CC), which is not
equivalent to the true CC incidence in the population. The CMBD provides information from
a network of hospitals that covers more than 99% of the population living in Spain [14], but it
does not include cases managed in outpatient settings or asymptomatic cases, thus CMBD is
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still underestimating the real burden of CC in Spain. Other relevant limitations in the CMBD
are: important individual data such as country of origin or possible related risk factors are
missing; information about laboratory test results are not recorded; and the CMBD do not
allow the follow-up of patients. Thus, further investigation is recommended.

The use of hospital records data for epidemiological consideration may also be prone to
imprecision due to the following reasons. The diagnosis of CC is complicated; imaging find-
ings are rarely pathognomonic and immunodiagnostic tests vary in sensitivity and specificity
[39]. Even if the diagnostic criteria have been agreed upon by international experts ‘consensus
[40-42], the standard diagnostic criteria in the daily clinical practice may differ.

Finally, at national (and also international) level, data on the animal side of the CC epidemi-
ological scenario are also missing. Despite the European Directive 2003/99/EC which recom-
mends monitoring animal CC according to the epidemiological situation [43], many countries
do not report these cases, including Spain [44]. There is a need for a common strategy on data
collection, monitoring and reporting, which would facilitate a more accurate picture on the
CC epidemiological situation. Even if the majority of cases are imported, improving the
human and animal CC surveillance will result useful both in gaining extended disease knowl-
edge and reducing morbidity and related-costs.

Supporting information

S1 Checklist. STROBE checklist.
(DOC)

S1 Table. Cysticercosis hospitalizations rates per 100,000 person-years by autonomous
community, 1997-2014, Spain.
(DOCX)

S2 Table. Selected co-diagnoses of clinical cysticercosis placed in any diagnostic position
(n=1,656)*, CMBD database, 1997-2014, Spain.
(DOCX)

Acknowledgments

We would like to thank the General Sub-direction of the Institute for Health Information,
Spanish Ministry of Health, Social Services and Equality, for providing the information on
which this study is based. We would also thanks Dr. Diana Gomez-Barroso for her help with
the mapping. Corresponding author’s affiliation center belongs to the ISCIII-Sub. Gral. Redes
Network Biomedical Research on Tropical Diseases (RICET in Spanish): RD12/0018/0001.

Author Contributions

Conceptualization: Zaida Herrador, Amalia Fernandez-Martinez, Agustin Benito, Rogelio
Lopez-Velez.

Data curation: Zaida Herrador, Amalia Fernandez-Martinez.
Formal analysis: Zaida Herrador, Amalia Fernandez-Martinez.
Methodology: Zaida Herrador.

Project administration: Agustin Benito, Rogelio Lopez-Velez.
Supervision: Zaida Herrador, Agustin Benito, Rogelio Lopez-Velez.

Writing - original draft: Zaida Herrador, Amalia Fernandez-Martinez, Rogelio Lopez-Velez.

PLOS Neglected Tropical Diseases | https://doi.org/10.1371/journal.pntd.0006316  April 5, 2018 10/13


http://journals.plos.org/plosntds/article/asset?unique&id=info:doi/10.1371/journal.pntd.0006316.s001
http://journals.plos.org/plosntds/article/asset?unique&id=info:doi/10.1371/journal.pntd.0006316.s002
http://journals.plos.org/plosntds/article/asset?unique&id=info:doi/10.1371/journal.pntd.0006316.s003
https://doi.org/10.1371/journal.pntd.0006316

@ PLOS | RSHEAE Biseases

Cysticercosis epidemiology in Spain: What's new?

Writing - review & editing: Zaida Herrador, Agustin Benito, Rogelio Lopez-Velez.

References

1.

10.

11.

12

13.

14.

15.

16.

17.

18.

19.

20.

Montresor A, Palmer K. Taeniasis/cysticercosis trend worldwide and rationale for control. Parasitol Int.
2006; 55: S301-S303. https://doi.org/10.1016/j.parint.2005.11.045 PMID: 16337431

Garcia HH, Gonzalez AE, Evans CA, Gilman RH, Cysticercosis Working Group in Peru. Taenia solium
cysticercosis. The Lancet. 2003; 362: 547-556.

World Health Organization (WHO). Taeniasis/Cysticercosis Fact sheet N°376 [Internet]. 2013. Avail-
able: http://www.who.int/mediacentre/factsheets/fs376/en

Schantz PM, Wilkins PP, Tsang VC. Immigrants, imaging, and immunoblots: the emergence of neuro-
cysticercosis as a significant public health problem. Emerg Infect. 1998; 213-242.

Bern C, Garcia HH, Evans C, Gonzalez AE, Verastegui M, Tsang VC, et al. Magnitude of the disease
burden from neurocysticercosis in a developing country. Clin Infect Dis. 1999; 29: 1203-1209. https://
doi.org/10.1086/313470 PMID: 10524964

Dixon HB, Lipscomb FM. Cysticercosis: An Analysis and Follow-up of 450 Cases. Proc R Soc Med.
1962; 55: 242.

Leshem E, Kliers |, Bakon M, Gomori M, Karplus R, Schwartz E. Neurocysticercosis in travelers: a
nation-wide study in Israel. J Travel Med. 2011; 18: 191-197. https://doi.org/10.1111/j.1708-8305.2011.
00516.x PMID: 21539659

Laranjo-Gonzalez M, Devleesschauwer B, Trevisan C, Allepuz A, Sotiraki S, Abraham A, et al. Epidemi-
ology of taeniosis/cysticercosis in Europe, a systematic review: Western Europe. Parasit Vectors. 2017;
10: 349. https://doi.org/10.1186/s13071-017-2280-8 PMID: 28732550

Zammarchi L, Stronmeyer M, Bartalesi F, Bruno E, Mufioz J, Buonfrate D, et al. Epidemiology and man-
agement of cysticercosis and Taenia solium taeniasis in Europe, systematic review 1990-2011. PloS
One. 2013; 8: €69537. https://doi.org/10.1371/journal.pone.0069537 PMID: 23922733

Fabiani S, Bruschi F. Neurocysticercosis in Europe: Still a public health concern not only for imported
cases. Acta Trop. 2013; 128: 18-26. https://doi.org/10.1016/j.actatropica.2013.06.020 PMID:
23871891

Del Brutto OH. Neurocysticercosis in Western Europe: a re-emerging disease? Acta Neurol Belg. 2012;
112: 335-343. https://doi.org/10.1007/s13760-012-0068-3 PMID: 22527788

Flisser A, Sarti E, Lightowlers M, Schantz P. Neurocysticercosis: regional status, epidemiology, impact
and control measures in the Americas. Acta Trop. 2003; 87: 43-51. PMID: 12781377

Centers for Disease Control and Prevention (U.S.) C for M& MS (U. S. ICD-9-CM international classifi-
cation of diseases, ninth revision, clinical modification. U.S. Dept. of Health and Human Services, Cen-
ters for Disease Control and Prevention, Centers for Medicare and Medicaid Services: [U.S. G.P.O.,
Supt. Of Docs., distributor]; 2004.

Ministerio de Sanidad, Servicios Sociales e Igualdad. Hospital Discharge Records in the National
Health System. CMBD [Internet]. Available: http://www.msssi.gob.es/en/estadEstudios/estadisticas/
cmbdhome.htm

Ministerio de Sanidad, Servicios Sociales e Igualdad. Explotacion estadistica del Conjunto Minimo
Baésico de Datos Hospitalarios. Norma estatal 2012. Notas Metodoldgicas [Internet]. Available: https://
www.msssi.gob.es/estadEstudios/estadisticas/docs/NormaGRD2012/2012_norma_estatal_not_
metod.pdf

Instituto Nacional de Estadistica (INE). Official population figures of the Spanish Municipalities [Inter-
net]. 2016. Available: http://www.ine.es/en/inebmenu/mnu_padron_en.htm

Instituto Nacional de Estadistica (INE). Population figures and Demographic Censuses, Spain [Inter-
net]. 2016. Available: http://www.ine.es/en/inebaseDYN/cp30321/cp_resultados_en.htm

Instituto Nacional de Estadistica (INE). Migrations Statistic, Spain [Internet]. 2016. Available: http:/
www.ine.es/jaxi/menu.do;jsessionid=CB31923E0979DB8D99DCB71496106CFB.jaxi01?type=
pcaxis&path=%2Ft20%2Fp277&file=inebase&L=1

Zammarchi L, Bonati M, Strohmeyer M, Albonico M, Requena-Méndez A, Bisoffi Z, et al. Screening,
diagnosis and management of human cysticercosis and Taenia solium taeniasis: technical recommen-
dations by the COHEMI project study group. Trop Med Int Health TM IH. 2017; 22: 881-894. https://doi.
org/10.1111/tmi.12887 PMID: 28449318

Fleury A, Sciutto E, De Aluja AS, Larralde C, Agudelo S, Garcia GM, et al. Control of Taenia solium
transmission of taeniosis and cysticercosis in endemic countries: the roles of continental networks of
specialists and of local health authorities. Novel Aspects on Cysticercosis and Neurocysticercosis.
InTech; 2013.

PLOS Neglected Tropical Diseases | https://doi.org/10.1371/journal.pntd.0006316  April 5, 2018 11/13


https://doi.org/10.1016/j.parint.2005.11.045
http://www.ncbi.nlm.nih.gov/pubmed/16337431
http://www.who.int/mediacentre/factsheets/fs376/en
https://doi.org/10.1086/313470
https://doi.org/10.1086/313470
http://www.ncbi.nlm.nih.gov/pubmed/10524964
https://doi.org/10.1111/j.1708-8305.2011.00516.x
https://doi.org/10.1111/j.1708-8305.2011.00516.x
http://www.ncbi.nlm.nih.gov/pubmed/21539659
https://doi.org/10.1186/s13071-017-2280-8
http://www.ncbi.nlm.nih.gov/pubmed/28732550
https://doi.org/10.1371/journal.pone.0069537
http://www.ncbi.nlm.nih.gov/pubmed/23922733
https://doi.org/10.1016/j.actatropica.2013.06.020
http://www.ncbi.nlm.nih.gov/pubmed/23871891
https://doi.org/10.1007/s13760-012-0068-3
http://www.ncbi.nlm.nih.gov/pubmed/22527788
http://www.ncbi.nlm.nih.gov/pubmed/12781377
http://www.msssi.gob.es/en/estadEstudios/estadisticas/cmbdhome.htm
http://www.msssi.gob.es/en/estadEstudios/estadisticas/cmbdhome.htm
https://www.msssi.gob.es/estadEstudios/estadisticas/docs/NormaGRD2012/2012_norma_estatal_not_metod.pdf
https://www.msssi.gob.es/estadEstudios/estadisticas/docs/NormaGRD2012/2012_norma_estatal_not_metod.pdf
https://www.msssi.gob.es/estadEstudios/estadisticas/docs/NormaGRD2012/2012_norma_estatal_not_metod.pdf
http://www.ine.es/en/inebmenu/mnu_padron_en.htm
http://www.ine.es/en/inebaseDYN/cp30321/cp_resultados_en.htm
http://www.ine.es/jaxi/menu.do;jsessionid=CB31923E0979DB8D99DCB71496106CFB.jaxi01?type=pcaxis&path=%2Ft20%2Fp277&file=inebase&L=1
http://www.ine.es/jaxi/menu.do;jsessionid=CB31923E0979DB8D99DCB71496106CFB.jaxi01?type=pcaxis&path=%2Ft20%2Fp277&file=inebase&L=1
http://www.ine.es/jaxi/menu.do;jsessionid=CB31923E0979DB8D99DCB71496106CFB.jaxi01?type=pcaxis&path=%2Ft20%2Fp277&file=inebase&L=1
https://doi.org/10.1111/tmi.12887
https://doi.org/10.1111/tmi.12887
http://www.ncbi.nlm.nih.gov/pubmed/28449318
https://doi.org/10.1371/journal.pntd.0006316

@ PLOS | RSHEAE Biseases

Cysticercosis epidemiology in Spain: What's new?

21.

22,

23.

24,

25.

26.

27.

28.

29.
30.

31.

32.

33.

34.

35.

36.

37.

38.

39.

40.

41.

42,

43.

Pozio E. Epidemiology and control prospects of foodborne parasitic zoonoses in the European Union.
Parassitologia. 2008; 50: 17. PMID: 18693552

Esquivel A, Diaz-Otero F, Gimenez-Roldan S. Growing frequency of neurocysticercosis in Madrid
(Spain). Neurol Barc Spain. 2005; 20: 116-120.

Del Brutto OH. Human cysticercosis (Taenia solium). Trop Parasitol. 2013; 3: 100—1083. https://doi.org/
10.4103/2229-5070.122103 PMID: 24470991

Schantz PM, Moore AC, Mufioz JL, Hartman BJ, Schaefer JA, Aron AM, et al. Neurocysticercosis in an
Orthodox Jewish community in New York City. N Engl J Med. 1992; 327: 692—-695. https://doi.org/10.
1056/NEJM199209033271004 PMID: 1495521

Sorvillo F, Wilkins P, Shafir S, Eberhard M. Public health implications of cysticercosis acquired in the
United States. Emerg Infect Dis. 2011; 17: 1. https://doi.org/10.3201/eid1701.101210 PMID: 21192847

Sahu PS, Seepana J, Padela S, Sahu AK, Subbarayudu S, Barua A. Neurocysticercosis in Children
Presenting with Afebrile Seizure: Clinical Profile, Imaging and Serodiagnosis. Rev Inst Med Trop Séo
Paulo. 2014; 56: 253-258. https://doi.org/10.1590/S0036-46652014000300011 PMID: 24879004

Cela J, Pifieiro R, Cilleruelo MJ, Cazorla R, Lara J, Junco E. Neurocisticercosis en un nifio de origen
espafol. Acta Pediatr Esp. 2012; 9: e56-e57.

Frieiro-Dantas C, Serramito-Garcia R, Reyes-Santias RM, Rico-Cotelo M, Allut AG, Gelabert-Gonzalez
M. Neurocisticercosis pediatrica: a propdsito de dos casos. Rev Neurol. 2013; 56: 86—-90. PMID:
23307354

Convulsion focal en paciente de 8 afios | Anales de Pediatria. An Pediatr (Barc). 2007; 66: 637-8.

Instituto Nacional de Estadistica (INE). Poblacién extranjera por comunidades y provincias, nacionali-
dady sexo [Internet]. [cited 4 Dec 2017]. Available: http://www.ine.es/jaxi/Tabla.htm?path=/t20/e245/
p04/provi/l0/&file=0ccaa002.px

Boletin Oficial de Aragon (BOA). ORDEN de 5 de mayo de 2015, del Consejero de Agricultura Gana-
deria y Medio Ambien- te, por la que se convocan subvenciones destinadas al fomento de las Agrupa-
ciones de Defensa Sanitaria Ganadera, para el afio 2015. [Internet]. 2015. Available: http://www.boa.
aragon.es/cgi-bin/EBOA/BRSCGI?CMD=VEROBJ&MLKOB=855797640202

Garcia SB, Cano MC, Perez VC, Lechuz JMG. Taenia saginata en una adolescente. Rev Pediatria
Aten Primaria. 2017; 19: 10.

Ruiz S, Garcia-Vazquez E, Picazo R, Hernandez A, Herrero JA, Gémez J. La neurocisticercosis en
Murcia. Rev Clin Esp. 2011; 211: 133-138. https://doi.org/10.1016/j.rce.2010.10.007 PMID: 21382618

Carabin H, Ndimubanzi PC, Budke CM, Nguyen H, Qian Y, Cowan LD, et al. Clinical manifestations
associated with neurocysticercosis: a systematic review. PLoS Negl Trop Dis. 2011; 5: e1152. https:/
doi.org/10.1371/journal.pntd.0001152 PMID: 21629722

Nash TE, Garcia HH. Diagnosis and treatment of neurocysticercosis. Nat Rev Neurol. 2011; 7: 584—
594. https://doi.org/10.1038/nrneurol.2011.135 PMID: 21912406

Garcia HH, Gonzalez AE, Rodriguez S, Tsang VCW, Pretell EJ, Gonzales |, et al. Neurocysticercosis.
Neurology. 2010; 75: 654—658. https://doi.org/10.1212/WNL.0b013e3181ed9eae PMID: 20713953

Parija SC, Gireesh A. A serological study of cysticercosis in patients with HIV. Rev Inst Med Trop Séo
Paulo. 2009; 51: 185—-189. PMID: 19738997

Ministerio de Sanidad, Servicios Sociales e Igualdad (MSSSI). Portal Estadistico del SNS—Encuesta
Nacional de Salud [Internet]. [cited 15 Jan 2018]. Available: http://www.msssi.gob.es/estadEstudios/
estadisticas/encuestaNacional/encuesta2011.htm

Tamarozzi F, Mariconti M, Casulli A, Magnino S, Brunetti E. Comment on: Retrospective study of
human cystic echinococcosis in Italy based on the analysis of hospital discharge records between 2001
and 2012. Acta Trop. 2015; 144: 50-51. hitps://doi.org/10.1016/j.actatropica.2015.01.002 PMID:
25600342

Brunetti E, Kern P, Vuitton DA. Expert consensus for the diagnosis and treatment of cystic and alveolar
echinococcosis in humans. Acta Trop. 2010; 114: 1-16. https://doi.org/10.1016/j.actatropica.2009.11.
001 PMID: 19931502

Del Brutto OH, Nash TE, White AC, Rajshekhar V, Wilkins PP, Singh G, et al. Revised diagnostic crite-
ria for neurocysticercosis. J Neurol Sci. 2017; 372: 202-210. https://doi.org/10.1016/j.jns.2016.11.045
PMID: 28017213

Del Brutto OH, Rajshekhar V, White AC, Tsang VC, Nash TE, Takayanagui OM, et al. Proposed diag-
nostic criteria for neurocysticercosis. Neurology. 2001; 57: 177-183. PMID: 11480424

European Parliament and Council of the European Union. Directive 2003/99/EC of the European Parlia-
ment and of the Council of 17 November 2003 on the monitoring of zoonoses and zoonotic agents,
amending Council Decision 90/424/EEC and repealing Council Directive 92/117/EEC. 2003.

PLOS Neglected Tropical Diseases | https://doi.org/10.1371/journal.pntd.0006316  April 5, 2018 12/13


http://www.ncbi.nlm.nih.gov/pubmed/18693552
https://doi.org/10.4103/2229-5070.122103
https://doi.org/10.4103/2229-5070.122103
http://www.ncbi.nlm.nih.gov/pubmed/24470991
https://doi.org/10.1056/NEJM199209033271004
https://doi.org/10.1056/NEJM199209033271004
http://www.ncbi.nlm.nih.gov/pubmed/1495521
https://doi.org/10.3201/eid1701.101210
http://www.ncbi.nlm.nih.gov/pubmed/21192847
https://doi.org/10.1590/S0036-46652014000300011
http://www.ncbi.nlm.nih.gov/pubmed/24879004
http://www.ncbi.nlm.nih.gov/pubmed/23307354
http://www.ine.es/jaxi/Tabla.htm?path=/t20/e245/p04/provi/l0/&file=0ccaa002.px
http://www.ine.es/jaxi/Tabla.htm?path=/t20/e245/p04/provi/l0/&file=0ccaa002.px
http://www.boa.aragon.es/cgi-bin/EBOA/BRSCGI?CMD=VEROBJ&MLKOB=855797640202
http://www.boa.aragon.es/cgi-bin/EBOA/BRSCGI?CMD=VEROBJ&MLKOB=855797640202
https://doi.org/10.1016/j.rce.2010.10.007
http://www.ncbi.nlm.nih.gov/pubmed/21382618
https://doi.org/10.1371/journal.pntd.0001152
https://doi.org/10.1371/journal.pntd.0001152
http://www.ncbi.nlm.nih.gov/pubmed/21629722
https://doi.org/10.1038/nrneurol.2011.135
http://www.ncbi.nlm.nih.gov/pubmed/21912406
https://doi.org/10.1212/WNL.0b013e3181ed9eae
http://www.ncbi.nlm.nih.gov/pubmed/20713953
http://www.ncbi.nlm.nih.gov/pubmed/19738997
http://www.msssi.gob.es/estadEstudios/estadisticas/encuestaNacional/encuesta2011.htm
http://www.msssi.gob.es/estadEstudios/estadisticas/encuestaNacional/encuesta2011.htm
https://doi.org/10.1016/j.actatropica.2015.01.002
http://www.ncbi.nlm.nih.gov/pubmed/25600342
https://doi.org/10.1016/j.actatropica.2009.11.001
https://doi.org/10.1016/j.actatropica.2009.11.001
http://www.ncbi.nlm.nih.gov/pubmed/19931502
https://doi.org/10.1016/j.jns.2016.11.045
http://www.ncbi.nlm.nih.gov/pubmed/28017213
http://www.ncbi.nlm.nih.gov/pubmed/11480424
https://doi.org/10.1371/journal.pntd.0006316

@‘ PLOS NEGLECTED
Z) : TROPICAL DISEASES Cysticercosis epidemiology in Spain: What's new?

44, European Food Safety Authority (EFSA). Development of harmonised schemes for the monitoring and
reporting of Cysticercus in animals and foodstuffs in the European Union [Internet]. 12 Jan 2010 [cited
15 Nov 2017]. Available: http://www.efsa.europa.eu/en/supporting/pub/en-34

PLOS Neglected Tropical Diseases | https://doi.org/10.1371/journal.pntd.0006316  April 5, 2018 13/13


http://www.efsa.europa.eu/en/supporting/pub/en-34
https://doi.org/10.1371/journal.pntd.0006316

