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Abstract Genital lesions are an unusual presentation of American cutaneous leishmaniasis.
Conditions such as disseminated cutaneous leishmaniasis and HIV infection may be associated
with genital involvement. The authors present five cases of American cutaneous leishmaniasis
with genital lesions and discuss the clinical and epidemiological aspects observed in this case
series.

© 2020 Sociedade Brasileira de Dermatologia. Published by Elsevier Espana, S.L.U. This is an
open access article under the CC BY license (http://creativecommons.org/licenses/by/4.0/).

Introduction of the genus Lutzomyia."? Clinically, ACL is divided into
localized cutaneous leishmaniasis, disseminated cutaneous
American cutaneous leishmaniasis (ACL) is an infectious  leishmaniasis (DL), diffuse cutaneous leishmaniasis, and
disease caused by protozoa of the genus Leishmania trans- mucosal leishmaniasis.’~
mitted by the bite of infected female sandflies, insects DL constitutes up to 2% of ACL cases and probably occurs
due to the lymphatic or hematic spread of the parasite from
the bite site." This clinical form is characterized by the pres-
ence of numerous skin lesions, ten or more, distributed in
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Genital lesions are an unusual presentation of ACL and
suggest hematic dissemination in patients with DL or direct
inoculation of the parasite in patients with isolated genital
lesions who sleep naked outdoors or perform bodily func-
tions in endemic areas of ACL without sanitary facilities.>”
Of HIV patients with ACL, 60% presented DL and 27%, genital
lesions®

Case reports

Table 1 describes the five patients with ACL with genital
lesions treated between 2007 and 2019, who comprised the
entire series of ACL with genital involvement observed in
this institution during this period. The mean age of the
patients was 43 years. Among those with DL, a large number
of skin lesions were observed, with a mean of 51 lesions.
The mean time from the onset of genital lesions until diag-
nosis was 5.6 months. The diagnosis was confirmed by finding
the parasites in one or more of the following tests: direct
examination (imprint or scraping), histopathological exam-
ination, culture, and/or polymerase chain reaction (PCR)
performed in biopsies of the skin lesions. All patients pre-
sented upper airway and digestive tract (UADT) mucosal

involvement and were tested for HIV and syphilis in order
to rule out co-infection. Four of these patients had DL and
two were HIV-positive. The glans was the most affected site
(Fig. 1). Four patients had painless penile ulcers, except
for patient 3, who had penile edema and multiple painful
lesions on the foreskin that prevented the exposure of the
glans. After treatment, foreskin retraction allowed observa-
tion of the lesions on the glans (Fig. 2). Patient five (Fig. 3)
presented an ulceration in the body of the penis and another
in the scrotum.

Discussion

Although Sexually Transmitted Infections (STls) are the main
causes of penile ulcers, other conditions such as fixed
drug eruption erythema, autoimmune bullous dermatoses,
psoriasis, Behcet’s disease, Reiter’s syndrome, pyoderma
gangrenosum, lichen planus, and squamous cell carcinoma
can also cause genital ulcers.” ACL lesions are usually
located in exposed areas of the body, and genital involve-
ment is rarely observed.>~'° Penile lesions in ACL are usually
described as painless ulcers with raised edges and insidious
evolution, but extensive necrotic ulceration and keratotic

Table 1 Clinical and epidemiological profile of patients with ACL with genital involvement.

Patient 1 2 3 4 5

Age in years 41 47 65 43 27

HIV = = = + +

VDRL - - - - -

Number of skin 54 44 55 3 52

lesions

Presence of Nasal cavity, Nasal cavity, Nasal cavity, Oropharynx, Oral cavity

mucosal lesions in  oropharynx nasopharynx oropharynx and nasopharynx and

UADT larynx larynx

Evolution time 3 months 4 months 6 months 6 months 9 months

until diagnosis

Residence Rio de Janeiro Saquarema Rio de Janeiro Rio de Janeiro Rio de Janeiro

(City)

Treatment Meglumine Meglumine Liposomal Liposomal Meglumine

antimoniate antimoniate amphotericin B amphotericin B antimoniate

Figure 1 Presence of painless ulceration in the glans and balanoprepucial groove of patients 2 (A) and 4 (B).
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Figure 2
chromic scars on the glans after treatment.

Figure 3  Patient 5, with painless ulcerated lesions in the scro-
tum and body of the penis.

plaques have also been reported.’-®' Despite the small
number of patients in this series, it was observed that the
following factors may be associated with genital involve-
ment: mucosal lesions in UADT (100%); DL (80%), especially
in cases with a large number of skin lesions; and infection
by HIV (40%). The most likely etiological agent in this series
was Leishmania (Viannia) braziliensiss, as all patients were
inhabitants of the state of Rio de Janeiro with no recent
history of travel.’

ACL should be considered in the differential diagno-
sis of chronic genital lesions in patients who reside in or
travel from endemic areas, especially when associated with
mucosal lesions in UADT and multiple, polymorphic skin
lesions. Furthermore, the presence of genital lesions can aid
in the differential diagnosis of granulomatous diseases with
similar clinical presentation, such as paracoccidioidomyco-
sis, histoplasmosis, and disseminated sporotrichosis.

Final considerations

Genital involvement in ACL probably occurs due to hematic
dissemination in patients with DL. Therefore, ACL should
be included in the differential diagnosis for patients from
endemic areas with genital ulcers, especially in the presence
of mucosal lesions in UADT and multiple skin lesions.

(A), Patient 3, with multiple painful ulcers distributed on the foreskin and body of the penis. (B), Presence of hyper-
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