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Abstract Case Report |

Background: Described in 1938, Ekbom's syndrome is a disorder in most cases having a psychiatric origin. In
addition to being frequent in psychiatry consultations, it | can be presented in dermatology essentially and other
medical fields as well (such as gastroenterology). Case Report: We report the case of a patient who, after a suspected
infestation, presented with Ekbom syndrome but the lack of knowledge of the disorder led to a three-year delay in
diagnosis and treatment. Conclusion: Despite the understanding of this disorder is an integral part of the training of
any psychiatrist, it is not the case of other medical fields, and the lack of awareness of this disorder can be harmful to
the patient, because the delay in diagnosis and the excessive paraclinical explorations can make the management
difficult.
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INTRODUCTION

In 1938, the Swedish psychiatrist Karl-Axel
Ekbom reported a series of eight cases that presented
with a delusional belief of being infested with small
organisms.

Ekbom originally called this condition
"Praeseniler Dermatozoewahn™ or presenile
dermatozoic delusion.

It should not be confused with Wittmaack-
Ekbom syndrome, which is a restless legs syndrome
(Freudenmann & Lepping, 2009).

It is a rare pathology falling within the
framework of delusional disorders.

We are reporting the case of a patient seen in
psychiatry consultation 3 years after the disorders’
onset.

Treating a psychiatric condition years later
makes the treatment more challenging, luckily it wasn’t
the case to our patient, but doctors in other medical
fields should be aware of that diagnosis that can look
like a physical abnormality, this can help the patient get
the best medical attention available.

CASE-PRESENTATION

H is a 68-year-old lady, widow for about 10
years and mother of 3, currently living with her
youngest daughter. She has no psychiatric, medical or
surgical history.

Her first contact with psychiatry was when she
was referred by the gastroenterologist after a long
follow-up for a pruritus sine Materia.

Indeed, 3 years ago, the patient presented an
oxyuriasis revealed by an anal pruritus and the presence
of Enterobius Vermicularis worms in her feces, which
generated a strong concern. She ended up consulting a
general practitioner who put her on Albendazole, then
declared her cured.

Four months later, she began to present the
same symptoms, generating strong anxiety again, but
this time the proctology examination was without any
abnomality.

Faced with a therapeutic dead end, she was
referred to a gastroenterologist, who did not uncover
any oxyuriasis infection and put her on antihistamines
as a symptomatic treatment.

Citation: Ismail Hanine(MD), Abdelilah N’ait-abbou, Khalid Mouhadi, Mohamed Gatoum, Mohamed Kadiri. Ekbom
Syndrome; a Dilemma for Gastroenterologists and Dermatologists: Clinical Case of Delirium of Parasitosis Following a 1100
Proven Infestation. Sch J Med Case Rep, 2023 Jun 11(6): 1100-1102.




Ismail Hanine et al., Sch J Med Case Rep, Jun, 2023; 11(6): 1100-1102

As a matter of fact, the patient had several
biological tests, particularly liver tests, two
colonoscopies, two scotch tests, a parasitological
examination of the stools and a search for parasites in a
dermatological sample brought back by the patient in a
small box, all of which did not reveal any anomaly.

The physical examination reveals some
scarification, lichenification which indicates a chronic
scratching, especially on the forearms. Thoses injuries
were explained by the patient by "worms that come out
of her anus and penetrate her skin, then migrate
through her body to her scalp, and she is forced to
compress some parts of her skin with her tombs to be
able to crush the worms”.

The persistence of the pruritus was the source
of a disruption in the family's dynamic in the
household; the patient washed her clothes, bedding and
those of her grandchildren on a daily basis.

She did not stop there, she also reported self-
medication by taking Albendazole and forcing it on the
other family members.

She was kept on hydroxyzine. However, given
the diagnostic and therapeutic dead-end after 3 years of
outpatient consultations, she was referred to a
psychiatric facility for an assessment.

Psychiatric examination revealed cenesthetic
hallucinations and an unshakable and firm belief that
she was infested by parasites. Which caused anxiety
and altered interpersonal relationships.

The patient was put on risperidone 2mg/day
with distancing from her delusional ideas after 2 months
of treatment but without real criticism.

DiscussioN

This clinical case is indeed consistent with
Ekbom's syndrome after a combination of data
including being an elderly patient, female gender, belief
in being infested by parasites in the absence of any
biological evidence (Ait-Ameur et al., 2000; Trabert,
1995), and the matchbox sign (sufferers often
compulsively pick up small particles of skin or fibers
which they interpret as evidence of infestation) (Bhatia,
2015).

In addition to the cenesthetic hallucinations,
patients typically experience visual hallucinations or
illusions in which the individual perceives common
materials such as skin debris as being the pathogens or
parasites.

The sex ratio is 2 females to 1 male, but the
dermatological damage from attempts to remove
parasites is more marked in males (Aw et al., 2004;
Trabert, 1995).

In this case study, the psychiatric presentation
was not clear at the initial stage of the follow-up, which
was justified by the existence of an infection confirmed
by a professional and the consistency of the patient's
statements. Her daughter's endorsement of her
complaints only reinforced the delay in psychiatric care
(in fact, Folie a deux is present in one third of cases)
(Daniel & Srinivasan, 2004; Kim et al., 2003).

A psychiatric cause could be retained only
after having carried out on several occasions all the
necessary complementary assessments.

Ekbom syndrome or parasitosis delirium is a
differential diagnosis to ectoparasitosis and to chronic
pruritus.

In the literature, its detection and management
are extremely difficult because the diagnosis is often
delayed due to the fact that patients are frequently
evaluated by several physicians before seeing a
psychiatrist. The patient often refuses a psychiatric
consultation and subsequent a psychotropic treatment
because he or she continues to believe that his or her
symptoms have a physical origin. Therefore, the
physician (primarily a dermatologist or infectious
disease specialist) must first establish a healthy
physician-patient relationship to allow for a psychiatric
consultation.

A thorough evaluation should include the following:

A. Exclusion of any dermatologic pathology
(actual infestation),

B. A search for a recent history of travel and/or
exposure  to known infected/infested
individuals (scabies...),

C. A complete physical examination with
complementary tests (blood count for
eosinophilia, thyroid function, metabolic
profile, liver function, C-reactive protein,
urinary toxicology, syphilis screening, human
immunodeficiency virus test, viral hepatitis
panel, vitamin deficiencies, allergy tests),

D. A search for an underlying neurological
disorder (including a complete neurological
examination, full mental status evaluation,
EEG, head CT and/or MRI, if necessary),

E. A search for another psychiatric disorder
(comprehensive mental status examination,
supplemented by clinical rating scales and
personality assessment). In addition, clinicians
should carefully evaluate potentially involved
prescribed medications (e.g., antibiotics,
corticosteroids, topiramate, etc.), substance
abuse and/or alcohol abuse. Some authors also
recommend taking a hair sample from patients
suspected of being intoxicated.

In the DSM-5TR and ICD-11, primary Ekbom
syndrome is included in delusional disorders
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(Diagnostic and  Statistical Manual of Mental
Disorders, s. d.; ICD-11, s. d.).

In general, the affected patients should always
be treated with empathy, providing a comfortable place
for them to express their distress without being
stigmatized or contradicted, and ensuring that the
history of their condition is carefully explored.

It is particularly important to ask whether there
are other family members with the same
symptomatology (i.e., to investigate "folie a deux",
shared delusions).

A systematic review of the efficacy of first and
second-generation antipsychotics in the treatment of
Ekbom syndrome in the setting of delusional disorder
found no clinically relevant differences in efficacy,
although the authors noted that the evidence was weak
because it was derived only from case reports and case
series (Lepping et al., 2007).

Some recommend second-generation
antipsychotics, including Aripiprazole (2-30 mg per
day), Olanzapine (2.5-20 mg per day), Quetiapine (25-
600 mg per day) and Risperidone (0.5-6 mg per day)
(Bennassar et al., 2009).

A systematic review of multiple case series
and observational studies of primary delusional
infarction/parasitosis documented a 60-100% efficacy
rate  with  antipsychotics, including Pimozide,
Olanzapine and Risperidone (Trabert, 1995).

CONCLUSION

Ekbom syndrome causes considerable
suffering for the patients themselves and for their
relatives. Due to the lack of understanding of this
disease, family members are often unable to seek
appropriate treatment for the subject.

Delayed treatment is often the rule, making
remission difficult. The medical approach is multi-
disciplinary.

There is little research into understanding or
treating this illness. Clinically, the stigmatizing term
delirium is avoided by calling the disease Ekbom
syndrome.

DECLARATION

» Ethics Approval and Consent to Participate:
There is no ethical issue.

» Consent for Publication: The patient has given
consent for publication

» Competing Interest: The authors declare that they
do not have any competing interests.

» Acknowledgements: Not applicable.

» Authors Contributions: IH was responsible of the
patient recruitment, data collection and literature
review, MG participated with the literature review
and the manuscript writing. KM and MK
supervised the research overall and revised the
manuscript

» Source of Funding: The authors declare that they
received no funding.

» Availability of Data and Materials: Data sharing
in not applicable to this article as no data sets were
generated or analyzed during current study.

REFERENCES

e Ait-Ameur, A., Bern, P., Firoloni, M. P., & Menecier, P.
(2000). Le délire de parasitose ou syndrome d’Ekbom.
La Revue de Meédecine Interne, 21(2), 182-186.
https://doi.org/10.1016/S0248-8663(00)88248-X

e Aw, D. C. W, Thong, J. Y., & Chan, H. L. (2004).
Delusional parasitosis: Case series of § patients and
review of the literature. Annals of the Academy of
Medicine, Singapore, 33(1), 89-94.

e Bennassar, A., Guilabert, A., Alsina, M., Pintor, L., &
Mascard, J. M. (2009). Treatment of delusional
parasitosis with aripiprazole. Archives of Dermatology,
145(4), 500-501.
https://doi.org/10.1001/archdermatol.2009.20

e Bhatia, M. S. (2015). Ekbom Syndrome Occurring with
Multi Infarct Dementia. JOURNAL OF CLINICAL AND
DIAGNOSTIC RESEARCH.
https://doi.org/10.7860/JCDR/2015/12584.5851

e Daniel, E., & Srinivasan, T. N. (2004). Folie a Famille :
Delusional parasitosis affecting all the members of a
family. Indian Journal of Dermatology, Venereology and
Leprology, 70(5), 296-297.

e Diagnostic and Statistical Manual of Mental Disorders.
(s. d.). DSM Library. Consulté 22 mai 2023, a I’adresse
https://dsm.psychiatryonline.org/doi/book/10.1176/appi.b
00ks.9780890425787

e  Freudenmann, R. W., & Lepping, P. (2009). Delusional
infestation. Clinical Microbiology Reviews, 22(4),
690-732. https://doi.org/10.1128/CMR.00018-09

e ICD-11. (s.d.). Consulté 22 mai 2023, & I’adresse
https://icd.who.int/en

e Kim, C., Kim, J.,, Lee, M., & Kang, M. (2003).
Delusional Parasitosis as « Folie a Deux ». Journal of
Korean Medical Science, 18(3), 462-465.
https://doi.org/10.3346/jkms.2003.18.3.462

e Lepping, P., Russell, 1., & Freudenmann, R. W. (2007).
Antipsychotic  treatment of primary delusional
parasitosis : Systematic review. The British Journal of
Psychiatry, 191(3), 198-205.
https://doi.org/10.1192/bjp.bp.106.029660

e  Trabert, W. (1995). 100 years of delusional parasitosis.
Meta-analysis of 1,223 case reports. Psychopathology,
28(5), 238-246. https://doi.org/10.1159/000284934

[ © 2023 Scholars Journal of Medical Case Reports | Published by SAS Publishers, India [ 1102 |




