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ABSTRACT

Cutaneous leishmaniasis (CL) has been an endemic disease in Syria for decades. The first
reports of CL from the Syrian city Aleppo date back to the 17" century. The recent crisis has
further empowered the spread of this infection not only in Syria, but also in the neighboring
countries. Here, we describe a case of a 67-year-old patient with a 6-month, nonhealing
ulcerative lesion of the left auricle. It was initially diagnosed as either a squamous or a basal cell
carcinoma. However, the biopsy revealed an unexpected finding of Leishmania amastigotes in
the histiocytes. Consequently, CL of the auricle, chiclero’s ulcer, was diagnosed. Polymerase
chain reaction, in turn, revealed Leishmania tropica to be the causing factor; a rather rare one

for chiclero’s ulcer. The lesion completely resolved after a 3-week glucantime regimen, without
any recurrence after an 8-month follow-up.
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INTRODUCTION

Cutaneous leishmaniasis (CL) is an infectious disease spread
by the female sand fly (vector). In general, it affects the body
parts that are mostly exposed to the vector bites, such as
the face and forearms. However, auricular involvement is
a rather rare finding known as chiclero’s ulcer, especially
in Mexico.

CASE REPORT

We present the case of a 67-year-old man residing in
Latakia city, with a history of hypertension and prostatic
hyperplasia. He presented to the dermatology clinic with a
lesion on his left auricle. On examination, the whole auricle
was erythematous and edematous, with multiple ulcerations
and a 5-mm protruding mass on the concha [Figure 1].
There were accompanying crusts and a discharge, but no
pain, pruritus, or fever. In addition, no regional lymph
node enlargement was noted. The patient reported that the
lesion started as a small papule 6 months earlier, without
any response to topical or systemic antibiotics.
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At presentation, the specialists at our institution biopsied the
patient’slesion. The biopsy revealed an unanticipated finding.
It showed dermis-located granulomatous foci composed of
diffuse lymphocytic inflammatory infiltrates and histiocytes
that contain small oval parasitic organisms. The epithelium
is ulcerated above the lesion. Confirming the diagnosis
of leishmaniasis, Giemsa stain disclosed Leishmania
amastigotes inside the histiocytes [Figure 2]. Polymerase
chain reaction test revealed that Leishmania tropica was the
causing factor. The patient’s chest X-ray was normal and
his laboratory results are presented in Table 1. Considering
the cardiac side effects of systemic leishmaniasis therapy
with meglumine antimoniate, a cardiology consultation was
obtained. The latter showed no abnormalities; thereby the
patient was put on a regimen of 20 mg/kg/day meglumine
antimoniate (Glucantime’) intramuscularly. Later on, an
elevation in C-reactive protein (67 mg/dl), in addition
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Figure 1: The lesion before therapy and after 8 months

Table I: Laboratory values on admission

The test Value Reference range
Hematocrit (%) 41.5 35-45
Hemoglobin (g/dl) 14.3 Male: 13-18
Female: 12-16
White cell count (/mm?) 7600 4000-10,000
Differential count (%)
Lymphocytes 33.1 19-51
Granulocytes 60.4 35-75
Platelet count (/mm?®) 233,000 150,000-450,000
Red cell count (/mm?) 5,060,000 Male: 4.5-6.2 millions
Female: 4-5.4 millions
Mean corpuscular volume (fl) 82 78-98
Mean corpuscular hemoglobin (pg) 28.2 27-32
Mean corpuscular hemoglobin 344 33-36
concentration (g/dl)
Creatinine (mg/dl) 1.23 0.5-1.2
Urea (mg/dl) 235 5-45
CRP (mg/dl) 67 0.5-5
ALT (U/L) 29.8 5-40
Alkaline phosphatase (mg/dl) 73 40-125
Amylase (mg/dl) 77 <100
Total bilirubin (mg/dl) 0.5 0.18-0.94
Direct bilirubin (mg/dl) 0.04 0-0.3
Erythrocyte sedimentation 15 Male: 0-10
rate (mm/h) Female: 3-15
Glucose (mg/dl) 89 70-110
Sodium (mmol/L) 142 135-145
Potassium (mmol/L) 4.2 3-5
Gamma-glutamyl transferase (U/L) 23 Male: 10-55
Female: 5-35
Cholesterol (mg/dl) 123 <200
Triglycerides (mg/dl) 122 53-150

ALT: Alanine aminotransferase, CRP: C-reactive protein

to auricular erythema and edema, led to the diagnosis
of perichondritis. In this vein, the patient was given
levofloxacin intravenously. During the treatment course, the
liver function tests, amylase levels, and electrocardiography
of the patient were monitored continuously, with no
significant changes. The treatment was discontinued
after 3 weeks and the patient was discharged from the
hospital with noticeable improvement. Complete resolution

®

Figure 2: (a) Histopathology of the lesion. The arrow points to the granulomatous
foci (H and E, 4x10). (b) The arrow points to the multinucleated giant cells in the
granuloma (H and E, 10x10). (c) The arrows point to the widespread Leishmania
amastigotes in the histiocytes (Giemsa, 100x10)

was achieved without any recurrence after an 8-month
follow-up [Figure 1].

DISCUSSION

Leishmaniasis is a major public health concern in the
eastern Mediterranean region, and it is endemic in 16 of
its 23 countries. Syria is a hot spot of leishmaniasis, where
Aleppo is one of the most prominent CL-endemic areas in
the world (12,000 new cases are reported each year), and one
of the oldest as the first reports of leishmaniasis in Aleppo
date back to the 17" century."?

Since the 1970s, the number of CL cases in Syria has been
growing on a steady basis. This can be attributed to the recent
immense urbanization and population growth. However,
this growth cannot be attributed to the recent surge of CL.
In 2011 and 2012 alone, over 100,000 cases were reported.
These astonishing numbers can be explained by the recent
turmoil that resulted in massive population displacement,
health-care infrastructure damage, and cessation of vector
control programs.”®! The most reported species causing
CL in Syria were L. tropica followed by Leishmania major.
Accounting for 90% of the cases, L. tropica is most prevalent
in urban areas, especially in central provinces of Syria. In
contrast, L. major accounts for 10% and is most prevalent
in rural areas. Leishmania infantum accounts for the vast
majority of visceral leishmaniasis cases.!

Biting in the night and morning times, the sand fly female,
a 3.5-mm long vector, feasts on the blood required for
the development of egg batches. Most infections occur in
the summer time, which is compatible with our case as it
occurred in the month of July. Eight species of sand flies,
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of which seven belong to the Phlebotomus genus and one
to the Sergentomyia genus, were identified in Syria during
2015 and the most predominant were Phlebotomus sergenti
and Phlebotomus papatasi.'”

In contrast to Mexico, auricular CL is rarely found in the
Mediterranean region. In Mexico, it is called chiclero’s ulcer,
where it most commonly affects lumberjacks. Its name is
derived from “Chilce,” which is a substance collected by the
lumberjacks to create rubber. Leishmania mexicana accounts
for the vast majority of the cases there. Other types include
Leishmania braziliensis and L. infantum.” Interestingly,
the causing factor in our case was L. tropica. This might
imply that the causing type depends on the country and its
specific leishmaniasis epidemiology. To our knowledge, only
one report in the literature described L. tropica as a causing
factor of chiclero’s ulcer.!

Auricular involvement constitutes the vast majority of ear
infections, since it is the area most exposed to vector bites.
It may manifest as an erythematous-edematous lesion, or an
ulcer.®! Chiclero’s ulcer sometimes proves to be a mimicking
disease with some complications. In certain reports, it
mimicked angiolymphoid hyperplasia with eosinophilia,
while in others, it mimicked carcinoma.”¥! Sometimes,
complications might occur such as bacterial perichondritis
as seen in our case.”

The Syrian crisis displaced over 6.5 million people, a
number that is only compared to the World War 2 refugee
crisis.!"*!!) Severely damaging 57% of the public hospitals,
this insidious war drove 37% of the public hospitals
out of service and reduced the portion of the locally
produced drugs from 90% to a mere 10%.!"") War and
infectious diseases have always been intimate bedfellows.
The deterioration of the health-care system along with
the cessation of vector control programs and crowding
created fertile ground for leishmaniasis outbreaks. These
outbreaks proved to be international rather than localized.
The unfortunate circumstances of refugee camps such
as malnutrition, poor sanitation, and lack of health care
crafted the perfect environment for leishmaniasis. The
results of the aforementioned factors were the numerous
outbreaks that have been recorded in the neighboring
countries such as Turkey and Lebanon.!"'”! In addition to
the surge of leishmaniasis, measles, and poliomyelitis, there
are growing concerns about the spread of vector-borne
diseases such as malaria and dengue fever. As Sharara and
Kanj stated, this should be an international wake-up call
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that warrants the international community to excerpt more
efforts and resources to combat the problem.!"!

Our case is, to our knowledge, the second to describe
L. tropica as a causing factor of chiclero’s ulcer. Since
L. mexicana, L. braziliensis, or L. infantum are the usual
causing species, our finding might implicate that the
causing species varies depending on the local leishmaniasis
epidemiological characteristics. (The most common CL
species in Syria is L. tropica.)
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be published and due efforts will be made to conceal their
identity, but anonymity cannot be guaranteed.
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