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TEGUMENTARY LEISHMANIASIS (TL) CAUSED BY LEISHMANIA VIANNIA BRAZILIENSIS IN THE
GENITAL ORGANS

LEISHMANIOSE TEGUMENTAR (LT) CAUSADA POR LEISHMANIA VIANNIA BRAZILIENSIS EM ORGAOS GENITAIS
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Clinical aspects of tegumentary leishmaniasis (TL) depend on the interaction between parasite virulence and the host
immuneresponse, with lesions most frequently occurring in uncovered areas of the body. About 80% of thelesionsare
located on upper and lower limbs. Genital lesions arerare. We followed up five patients with this presentation at the
outpatient clinic. Objective—Report theclinical and labor atory of fivepatientswith genital lesionscaused by Leishmania
braziliensis. Material and methods. Five cases of tegumentary leishmaniasis (TL) in the genital organs followed up at
the outpatient clinic, aspart of a series of 350 cases between 2000 and 2005, wer e studied. The patients wer e submitted
to clinical-epidemiological assessment and exams (Montenegro skin test/M ST, enzyme linked-immunosor bent assay/
ELISA and histophatology) for diagnostic. Treatment with N-methylglucamine antimonate (Glucantime®) at a dose of
15 to 17 mg/Sh**/kg/day/20 to 30 days, with follow-up of 12 months after treatment. Results - Patient age ranged from
6t0 62 years(mean: 32.8). Therewasa predominance of males4(80%). All patientswerefrom TL risk areas (Florestal/
Jequié, Itagiba, Jaguaquara, Sdo Gongalo/Contendas do Sincor &, Bahia) and none had a history of TL. The duration
of the lesions until diagnosis ranged from 60 to 120 days (mean: 80). The most affected areas were the corpus of the
penis and glans. Ulcerated lesions and a clean or granular base in the absence of satellite lymphadenopathy were
observed in most cases (80% ). Thediagnosiswas confirmed by leishmanin skin test positive (M ST+/100% ), Leishmania-
reactiveEL 1 SA (60%), and histopathology with amastigoteof Leishmaniain 5(100%). All patientswerecured. Conclusions
- In our cases studied, only one patient had concomitant lesions but none of the patientshad a history of TL, indicating
that the disease started by direct inoculation of the parasite into the affected area. Patient habits such as sleeping
naked and the lack of intradomiciliary sanitary installations support this hypothesis since they permit the exposure
of normally covered body areas. Another important aspect is the inclusion of genital lesions of TL in the differential
diagnosis of sexually transmitted and neoplastic diseases since its clinical can simulate diseases such as syphilis and
carcinoma. An early diagnosis facilitates adequate treatment and a favorable prognosis for the patients.
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A apresentagdo clinica na leishmaniose tegumentar (LT) depende dainteragdo entreaviruléncia do parasita (Leishmania) ea
respostaimunedo hospedeiro, sendo o local demaior ocorréncia delesio, aséreasdescobertasdo corpo. A ocorrénciadelesioem
6rgdosgenitaiséconsderadarara. Ndsacompanhamos5 pacientes com lesdesgenitaiscausadaspor Leishmaniabrazlienssem
Unidade de Saude (Centro de Referéncia em Doencas Endémicas Piraja da Silva-CERDEPS/PI EJ), localizada no Municipio
de Jequié, regido sudoesteda Bahia, &reaendémicadeL T, osquais, pretendemosdescrever osaspectosclinicoselaboratoriaisdos
mesmos. Material e métodos - entre 2000 a 2005, foram acompanhados 5(1,4%) pacientes com lesdes genitais causadas por L.
braziliensis, osquaisfazem parte deuma casuistica de 350 casos atendidosno CERDEPS/PI EJ. Ospacientesforam submetidos
a avaliacao clinico-epidemioldgica, e para confirmacao diagnostica, realizou-se exames: intrademorreagéo de Montenegro
(IDRM), enzyme linked-immunosorbent assay/EL | SA, e biépsia da borda delesdo/histopatol ogia. Os pacientesforam tratados
com antimoniato-N-metilglucamina (Glucantime®) na dose de 15 a 17mg/Sb**/kg/dia/20 a 30 dias, com seguimento pés-
tratamento de 12 meses. Resultados - A faixa etaria dos pacientes variou de 4 a 62 anos (média 32.8), com predominio do sexo
masculino 4(80%). Todosos pacientesprocediam dedreasderiscopara L T (Florestal/Jequié, | tagiba, Jaguaquara, Sdo Gongalo/
Contendas do Sincora — regido sudoeste da Bahia), nenhum relatava historia pregressa de LT. A duragdo das lesdes antes do
diagndsticovariou de60a 120 dias(média 80). Asareas maisafetadasforam corpo do peniseglande, comlesdesul ceradasdebase
granular. Auséncia de adenite satélite foi observada na maioria dos casos (80%). O diagnéstico foi confirmado com IDRM+
(100%), EL | SA reagente (60%), e histopatol ogia mostrando reacdo inflamatoria cronica granulomatosa com presenga deformas
amastigotasdeL e shmaniaem 5(100%), todosapresentaram curaclinica. Conclusdes- noscasosestudados, somenteum paciente
apresentou lesio concomitante de pele, nenhumtinhahistéria pregressadeL T indicando que a doenga comegou por inoculagéo
direta do parasita (Leishmania) na area comprometida. Habitos como: dormir sem roupa, e auséncia de instalagoes
sanitariasno domicilio, fortalecem a hip6tese de transmissdo, pois, permitem a exposi¢ao de &reas normalmente cobertasdo
corpo. Outro aspecto a ser avaliado é incluir as lesdes genitais causadas por Leishmania no diagnéstico diferencial de
doencas sexualmente transmissiveis € ou neoplésicas. Esta apresentacao clinica simula outras doengas como sifilis, e
carcinoma. O diagnéstico precoce facilita o tratamento e progndstico favoravel aos pacientes.
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In the Americas, tegumentary leishmaniasis (TL)
represents one of the main public health problems®. Within
itsclinical spectrum, cutaneousleishmaniasis(CL ) isthe most
prevalent and is characterized by the presence of one or more
localized ulcers predominantly in uncovered areas of the body
such as the extremities (upper and lower limbs)° %), First,
single or multiple erythematous-papular lesions appear at the
siteof the bite of the sandfly vector, which progressto papul ar-
pustular and ulcerative-crusty lesions, and finally become
painlesscircular ulcerswithinfiltrated frame-like borders and
a base containing coarse granulations which are covered or
not with a seropurulent exudates®©.

Duetoitscomplexity, TL hasbeen classified into different
clinical forms*0%4_ |nBrazil, TL ischaracterized by singleor
multiple skin and/or mucosal lesions which range from
inapparent forms or discrete skin lesions that present
spontaneous cure to multiple ulcerations with mucosal
involvement that tend to present metastases and recurrence®
6710)

Although lesions are found at any site of the body, their
occurrence in genital organs is considered to be rare.
Marsden?, reported that in Trés Bracos, Bahia, an area
epidemic for TL caused by Leishmania brazliensis, primary
lesions in genital organs and buttocks were uncommon and
were due to environmental exposure of the body during
excretory activities (miction and defecation). According to
the author, these lesions may also result from possible
hematogenic dissemination of the parasite (Leishmania) in
patientswith multiplelesions, afact not observed by Costa et
al.®, inthe sameregion.

TL lesions in genital organs have occasionally been
observed at the outpatient clinic CERDEPS/PIEJSESAB,
Municipality of Jequié, southeastern of the State of Bahia. In
view of the rarity of cases and diagnostic and treatment
difficulties, we describe here the clinical and laboratory of
fivecasesof TL, with genital lesionsin order to contributeto
a better understanding of this clinical presentation which is
considered to be uncommonin Brazil.

Material and M ethods

Five patients with lesions in the genital organs,
corresponding to 1,5% of a series of 350 cases of TL, from
municipalitiesinthe areaattended by the Centro de Referencia
em DoencasEndémicasPirgadaSilva, CERDEPS/PIEYSESAB,
Jequié, southeastern Bahia, were studied. In these areas, the
main parasite involved is Leishmania brazliensis, and the
main vector of transmission of the disease is Lutzomyia
whitimani®?,

The patients were registered at CERDEPS/PIEJ and
received a code (LTAJ - Jequié American Tegumentary
Leishmaniasis), and demographic, epidemiologica and clinica
datawere obtained. The diagnosiswas made based on clinical
featuresand thefollowing laboratory exams: Montenegro skin
test (MST), serological test (enzyme-linked immunosorbent
assay/ELISA), and histopathology analysis of a biopsy

obtained from the lesion border according to Magalhdes et
al.®, All patients were treated with N-methylglucamine
antimonate (Glucantime®) at adoseranging from 15to 17 mg/
Sb%/kg body weight/day for 20 to 30 days.

Results

Patient age at the time of diagnosis ranged from 4 to 62
years (mean: 32.8 years), and there was a predominance of
males (four cases). Regarding occupation, two (40%) patients
were |aborers, one was a student, one was a minor, and one
was a physician. All patients were from the southeastern
region of the state including the municipalities of Jequié
(DistritodeFlorestal, 2 cases), Itagiba (1 case), Jaguaquara (1
case), and Contendas do Sincora (Povoado de Séo Gongalo, 1
case). None of the patients had ahistory of MCL. The number
of lesions ranged from one to two, with the overt ulcerated
form being observed in all cases. The duration of the lesions
until thediagnosisranged from 60 to 120 days (mean: 80 days).
The most affected sites were the corpus of the penis and
glans. Thelesionshad amean sizeof 2.0x 1.5 cmand presented
in most cases (80%) as ulcers with elevated borders (except
for plane bordersin patient 3) and a clean or granular basein
the absence of satellitelymphadenopathy (Table 1 and Figures
land?2).

With respect to thelaboratory, 5 (100%) patients presented
aMST (+) and 3 (60%) were ELISA (+). Histopatholoy anaysis
reveal ed an exudative and granulomatous necrotic reactionin
4 (80%) casesand acellular exudative reaction in one (20%).
Immunohistochemistry was positive for L. braziliensisin 4
(80%) cases. Inrelation to treatment, all patientsreceived N-
methylglucamine antimonate (Glucantime®) at a total dose
ranging from 1.2 to 9 g, with good outcomes, and were cured
on the last assessment in April 2006.

Discussion

TL isendemic throughout the southeastern region of Bahia
whereitiscaused by L. brazliensis. Theclinical spectrum of
the disease varies according to the parasite-host
interaction®. Involvement of genital organs has been rarely
described and this low frequency is probably related to the
use of clothes which prevent contact between the sandfly
and these organs** 19, The present patients were from areas
attended by the CERDEPS/PIEJSESAB, where the sanitary
installationsare precarious, so that theindividual sare exposed
during physiological activitiessuch asmiction and defecation,
in addition to the habit of sleeping naked as reported by one
of the patients. In Contendas do Sincora, the area of origin of
one of the patients studied, 38.2% of the sandflies captured
inside and around dwellings were Lutzomyia intermedia®”.
Schubach et al.®®, reported that the detection of these
sandflies close to dwellings characterizes a cycle of
peridomiciliary transmission of TL, which isalready common
in certain regionsof Brazil®.

Four patients were males who presented lesions on the
corpus and glans penis that were characterized by painless
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Table 1. Clinical characteristics of the genital lesions observed in the five patients studied.

Interval between disease

Satellite
lymphadenopathy

L eson aspect Concomitant lesions

Lesion Number

Location of the

Patient

onset and diagnaosis

(genital organ)

of lesions

duration

lesion

(days)

(days)

Absent Absent

Ulcer/elevated
borders/granular base

Corpus of penis

1

and glans

(2x15cm)
Ulcer/elevated
borders/granular base

Absent

Left lower limbs

Right upper limbs

Genitalia

(vulva)

(4x15cm)
Ulcer/plane borders

Absent 120

Absent

120

Corpus of penis

3

(5x21cm)
Ulcer/devated borders/

Present

Right mandible

2

Glans

clean base
Ulcers/devated
borders/granular base

Absent

Absent

Corpus of penis

5

Figurel. (a) - Two lesionson the corpus of the penis (lower
surface): one overt ulcerated lesion with elevated borders
and a base presenting local exudation, and another lesion
with local infiltration involving the glans penis. (b) - The
sames lesions after 30 days of therapy with Glucantime®.
Note presence of scars.

ulceration associated with a local inflammatory reaction,
findings common in reports of genital lesions in the
Americas® %1119 Onthe other hand, sincevulvar lesionsin
femalesareraredueto thelessfrequent exposure of women
to the transmission cycle of TL, physicians should include
this disease in the differential diagnosis with other vulvar
infections when examining these |esions®2 19,

Marsden®, reported that in areaswhere L. braziliensis
predominates, up to 5% of skin lesions are preceded by
mucosal lesions, which affect nasal cartilage, pharynx,
palate and even the larynx. Thelesions affecting the glans
and vulva described here did not seem to have followed
the physiopathogenic mechanisms that culminate in this
type of presentation, but were rather caused by direct
inoculation of the parasite asaresult of the habits of these
patients.
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Figure 2. Lesion on the corpus of the penis (anterior view):
overt ulcerated lesions with elevated borders and a granular
base extending to the glans penis.

Another important aspect is the need to broaden the
differential diagnosisof genital ulcersin order to include
parasitic-infectious diseases such as TL among the
possible diagnoses together with sexually transmitted
diseases in endemic areas of leishmaniasis and
neoplasms® 3 16. 18),
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