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Abstract: We report a case of an unusual presentation of American Tegumentary Leishmaniasis involving a male
patient with a solitary lesion on the ear lobe, persisting with minimal increase for at least six months without
ulceration or related symptoms. The histological sections showed epithelial atrophy and a large number of struc-
tures consistent with Leishmania sp. amastigotes within macrophages. Treatment commenced with meglumine
antimoniate resulting in regression of the condition. This report is of importance given the unusual clinical man-
ifestation and histopathological findings in this case and the fact that there was low correlation with the extend-
ed duration of the disease.
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Resumo: Relatamos um caso de apresentacdo incomum de leishmaniose tegumentar americana com lesao soli-
taria no l6bulo da orelha de um paciente do sexo masculino com minimo aumento em, pelo menos, seis meses,
sem ulceracdo ou sintomas relacionados. Os cortes histolégicos mostraram atrofia epitelial e um grande nimero
de estruturas compativeis com amastigotas de Leishmania sp. no interior de macréfagos. O tratamento foi inicia-
do com antimoniato de meglumina, com regressao do quadro. A importancia desse relato de caso é devido a
apresentacao clinica e histopatoldgica atipica e sua baixa correlacdo com a duracdo prolongada da doenga.
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INTRODUCTION

American Tegumentary Leishmaniasis (ATL) is
an infectious zoonotic disease caused by the proto-
zoan parasite Leishmania spp, transmitted to man and
other mammals through the bites of Phlebotomus
sandflies. ATL in the New World is widespread from
the south of the United States to the north of
Argentina.'!

In Brazil ATL is found in every state and there
has been a high incidence of the disease over the past
20 years, with 26,057 new cases on average per
annum.' 6% of the cases of ATL in the country are
found in the state of Ceara (northeast Brazil), mainly
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on the plateaus.” We report a case of an uncommon
manifestation of ATL.

CASE REPORT

In September 2010, a 42-year-old male patient
from a rural area in Ceara noticed the onset of a nod-
ule on his ear. Over the ensuing months, there was a
minimal swelling of the lesion. Treatment with topical
steroids and antibiotics produced no improvement.

Physical examination revealed an erythema-
tous nodule of fibrous-elastic tissue on the right ear
lobe with no purulent discharge. The patient, with no
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history of local trauma, did not experience localized
pain, itching or constitutional symptoms (Figure 1).

The patient’s blood glucose was normal and
the VDRL test was nonreactive. Serologic tests for
HIV were not undertaken. A biopsy was carried out
about six months after the onset of the clinical condi-
tion.

The histological sections showed epithelial
atrophy, and Grenz’s zone in the dermis, with a dense
superficial and deep lymphoplasmacytic and histio-
cytic infiltrate. A large number of structures consistent
with Leishmania sp. amastigotes was observed in
macrophages. The results of the Leishmanin skin test
(LST) were positive, with 10 mm of induration (Figure
2 and 3).

The patient missed follow-up but returned
three months later with no changes on the lesion.
Since no abnormalities were found in the general lab-
oratory tests, treatment was started with meglumine
antimoniate (15mg/kg) over 20 days. Two months
after the end of therapy the lesions showed clear signs
of regression (Figure 4).

FIGURE 1: Aspect
of the lesion pre-
treatment: a nodu-
le of fibrous-elastic
tissue on the right
ear lobe
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FIGURE 2: Epidermal atrophy and infiltrate in the dermis compo-
sed of lymphocytes, plasmocytes and histiocytes. There are no gra-
nulomatous formations in the sample (H&E 400x)
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DISCUSSION

ATL is characterized by a spectrum of cuta-
neous manifestations. The classic initial clinical sign
of the disease is the appearance of an erythematous
nodule, which may be single or multiple, usually
located in an exposed region of the tegument where,
after a few months, it develops into ulcers with
indurated raised outer borders, regular contours and
a cross-grained background with or without a serop-
urulent exudate. The most common presentation of
ATL is an ulcer (63%-91% of cases). However, some
lesions do not ulcerate as in diffuse cutaneous leish-
maniasis. The patient under study had a nodular
lesion for at least nine months with no signs of ulcer-
ation.***"

When attempting diagnosis of ATL it is impor-
tant to investigate the history, the clinical findings, the
epidemiological information, and to carry out addi-
tional tests. When a typical clinical scenario appears
in endemic regions, the diagnosis does not usually
present any difficulty. However, atypical cases can
result in a misdiagnosis, even in endemic regions.

FIGURE 3: There is a large number of leishmania amastigotes
within macrophages. (H&E 1000x)

FIGURE 4: Regression
of the lesion four
months after the end
of the therapy
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Some authors argue that ATL is a “great imitator” of
other conditions. Tests should be carried out for a dif-
ferential diagnosis.*

The ear has not been reported as a common site of
ATL involvement. In an observational study by Murback
(2011) over 10 years, the ear was the site of inoculation in
only one out of 47 patients.* In another study in Iraq
involving 107 patients with ATL, only one patient had an
infection on the ear.’ According to Martinelli (2005), the
ear is an extremely rare site for ATL.

Our patient showed no impairment of cell-
mediated immunity, which could be verified by the
positivity of the LST, which was consistent with the
duration of the skin lesion. This skin test indicates
delayed hypersensitivity reaction to Leishmania,
which plays an important role in disease resolution
and healing. The test characteristically becomes posi-
tive 4-6 weeks after initiation of the skin lesion."

Furthermore, the diagnosis is supported by iso-
lating Leishmania sp. in culture or by detecting
amastigotes in histological sections, although para-
sitological demonstration is not always attained. In a
study in Rio de Janeiro (2008) a histopathological
analysis of 20 cases showed that amastigotes were
found in only two samples.’ Venkataraman’s previous
study (2001) evaluated the clinical and histopatholog-
ical correlation of ATL in 40 patients, where four his-
tological patterns were identified: 1) diffuse
macrophage infiltration without necrosis, involving
over 100 amastigotes in a standard section; 2)
macrophage infiltration with necrosis, with 10-100
amastigotes in a standard section; 3) early reactive
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