Recurrence of Visceral and Mucocutaneous Leishmaniasis: a Case Report
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Case report

A 77-year-old Belgian man presented to the dermatology department in 2021 with a nasal swelling with a large
mucosal ulceration for one year. The patient’s medical history included two episodes of visceral leishmaniasis (1995
and 2010), ankylosing spondylitis (1994) treated currently with adalimumab; AA amyloidosis complicated by chronic
kidney disease; and monoclonal gammopathy. Nasal mucosa biopsies were made and PCR was positive for Leishmania
infantum. A medical workup was performed, demonstrating that leishmaniasis was limited to nasal mucosa.
Adalimumab was discontinued, and the patient was treated with liposomal amphotericin B with a complete resolution.

In view of the particular clinical situation, the two episodes of visceral leishmaniasis were reviewed and biological
samples re-analysed. In 1995, he presented a visceral leishmaniasis confirmed by the presence of amastigotes in the
pleural fluid and liver biopsy by a direct agglutination test. He was already immunocompromised, treated by systemic
corticosteroids and methotrexate. Unfortunately, we were unable to re-identify the specific Leishmania species.

In 2010, he experienced a recurrence of visceral leishmaniasis. He was still immunocompromised, treated by
adalimumab and methotrexate. Typing was retrospectively performed and confirmed the presence of Leishmania
infantum in both bone marrow aspirate and blood samples by PCR test.

Year  Type of Clinical signs Diagnostic tests
leismaniosis
1995  Visceral Fever, cough, hepatosplenomegaly, Direct agglutination
pleural effusion test: amastigotes in the
pleural fluid and liver
biopsy
2010 Visceral Fever, atlteration of general condition PCR: L. infantumin

blood samples and bone
marro

2021 mucocutaneous Painful nasal mucosa swelling Large Nasal mucosa biopsy:
moist ulceration at the base of the right  PCR: L. infantum
nostril, extending into the nostril.

Hypertrophy of the soft tissues of the
right nasal wing with a soft consistency
and localized hypoesthesia.
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Immune suppression is a known causal factor for recurrent leishmaniasis (1, 2). However, the diagnosis of two different
successive forms of leismaniasis is highly unusual. Moroever mucosal leismaniasis is usually caused by species belonging
to the Leishmania viannia and has only occasionally been associated with Leishmania infantum(2). In this case, we have
identified Leishmania infantum in two of the three episodes, and we hypothesize that successive manifestations represent

relapses, although re-infections cannot be excluded.
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Clinicians should be aware of the potential concomitant or sequential involvement of multiple forms (cutaneous,
mucocutaneous, visceral) of Leishmaniasis in immunosuppressed patients.
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