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Diagnosis and Treatment of Eyelid Cutaneous Leishmaniasis
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ABSTRACT Cutaneous leishmaniasis (CL) is the most common form of leishmaniasis transmitted by the Phlebotomus sand fly. The eyelid is
rarely involved because of voluntary and involuntary blinking of the eyelid. Diagnosis of CL is often difficult due to its atypical location, mis-
leading appearance and very long incubation period. When seen in non-endemic areas, the diagnosis of CL may not be considered firstly and it
may cause delay in diagnosis and treatment. Although the disease usually regresses spontaneously, it may cause complications in cases of delayed
treatment. In this study, we reported the pediatric patient with atipic appearance of ocular CL in a non-endemic area for leishmaniasis. We re-
ported the diagnose and treatment processes of the patient with ocular CL by clinical, radiological and histopathological images.
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Cutaneous leishmaniasis (CL) is endemic in months. There was extensive hyperemia and papular
more than 90 countries worldwide.! World Health lesion on the upper eyelid (Figure 1). There was no
Organization states that there are 0.7-1 million cases known additional systemic disease or drug use. In his
of CL worldwide annually. Cases of 90% occur in complete ophthalmological examination, both visual
Afghanistan, Pakistan, Syria, Saudi Arabia, Algeria, levels were 0.0 according to LogMAR, eye move-
Iran, Brazil and Peru.? Due to migrations, the number ments were free in all directions.
of cases of CL has increased significantly, with im-
ported cases being relatively common in non-en-

demic countries.* CL is characterized by a single
polymorphous lesion, usually located in the un-
clothed parts of body. In CL, the eyelid is rarely af-
fected because of its movable structure and is seen in
0.4% of cases. CL can mimic basal cell carcinoma,
hordeolum, chalazion and impetigo. It is important
that when the diagnosis and treatment are delayed,
the ocular process can progress to the ocular surface
than retina and cause blindness.*

I CASE REPORT

. . . FIGURE 1: The appearance of lesion on initial presentation. Approximately 3x1 cm
A 9-year-old male patient presented with painless

erythematous plaque on the right upper eyelid and 0.5 cm diameter adherent crust
redness and swelling on his right upper eyelid for 4 onit
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There was no accompanying ptosis and blepharitis,
there were no conjunctival hyperemia and corneal in-
filtration, the other anterior segment structures and
retina were normal in his slit-lamp examination.
Blood tests were performed for infection differentia-
tion. The blood results were in normal limits. Radio-
logical imaging magnetic resonance was performed
to evaluate the extent of the lesion and abscess for-
mation (Figure 2). According to the information re-
ceived from the patient’s relatives, it was learned that
they immigrated to Tiirkiye from Syria 1 year ago.
Considering the lesion characteristics and the fact that
the migrated region is among the risky areas for pro-
tozoan infections, CL with eyelid involvement was
considered. For the definitive diagnosis, a 0.5 cm
long, 2-3 mm deep incision was made on the edge of
the lesion under sedation, and a biopsy was taken. At
the same time, the biopsy material was imprinted on
the slides and dried in air and evaluated by the pathol-
ogist by staining with May Grunwald Giemsa dye
(Merck, Darmstadt, Germany). The diagnosis of
leishmania was confirmed by the appearance of
round shaped amastigote forms in pathology speci-
mens (Figure 3). Although, different treatment
modalities have been reported in ocular leishmania-
sis cases, we planned to apply intralesional meglu-
mine antimoniate injection. Considering the side
effects of the drug before the treatment cardiac and
systemic diseases were ruled out. We injected 1 mL
Tillotts
Pharma AG, Switzerland) per week for 6 weeks with-

®
H

meglumine antimoniate (Glucantime
out treatment anesthesia until whiteness was seen
from the edges of the lesion to the middle. At the end
of 6 weeks, the treatment was terminated as the le-
sion regressed with scarring. No progression was ob-
served in the lesion in the 6-month follow-up. No
additional skin lesions and injection related compli-
cations were developed. The lesion was recorded
weekly with photographs and regression was demon-
strated (Figure 4). Written consent was obtained from
the patient’s parents for case report.

I DISCUSSION

Sand flies have short mouthparts, so they can not bite
through clothing, and CL usually occurs on an ex-
posed part of the body.> Although the face is an un-
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clothed area, it is an unusual area, especially for the
eyelids.® In addition, atypical clinical presentation or
CL lesions in non-endemic areas may cause diagnos-
tic difficulties. In our case report, we presented a pe-
diatric patient with ocular CL from Tiirkiye and the
Balikesir region, which is not endemic for the dis-
ease. The other study from Tiirkiye about CL patient
in the Sanlurfa region, stated that 3.57% of the pa-
tients had eyelid involvement. They reported that me-
chanical ptosis developed in one patient with ocular
involvement and lagophthalmos in 2 patients. The
size of the lesions and their proximity to the valve
marginal edge are important in the development of
ocular signs.” Although CL is a self-limiting disease,
untreated ocular leishmaniasis can be a potential
cause of blindness with corneal and retinal invasion.®
Initially, it appears as a polymorphous lesion in the
form of swelling, papules, and plaques.’

FIGURE 2: Cross-sectional image of the magnetic resonance T2 sequence. There
is a hyperintense appearance of the skin and subcutaneous tissues on the right
upper eyelid. No abscess formation or space-occupying lesions were seen.
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FIGURE 3: Amastigot forms show on May Grunwald Giemsa slides (400x).
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FIGURE 4: A) Appearance of the lesion one week after the first injection. There was no significant regression in the lesion; B) Appearance of the lesion one week after the
second injection. The erythema began to fade and the crust began to shrink; C) Appearance of the lesion one week after the third injection. There was significant regres-
sion in the induration of the lesion; D) Appearance of the lesion one week after the fourth injection; E) Appearance of the lesion one week after the fifth injection; F) Ap-
pearance of the lesion one week after the sixth injection. The lesion completely regressed, leaving an atrophic and erythematous scar.

In one study, several cases of eyelid CL with the
appearance of nodules covered with crusting and
crusting were reported.'® Because of this atypical ap-
pearance, eyelid CL maquerates different ophthal-
mologic conditions such as chalazion, basal cell
carcinoma, infundibular cyst.'!""* There is still no vac-
cine to prevent the disease, and the classic therapy for
all forms of leishmaniasis are pentavalent antimoni-
ate compound.'* In CL with adnexal involvement,
systemic meglumine antimoniate (Glucantime®) (20
mg/kg for at least 3 weeks), intralesional meglumine
antimoniate (Glucantime®) (1 mL/lesion per week for
2 weeks) twice, once a week for at least 2 months) or
paromomycin ointment 20% (for at least 3 weeks for
once- daily application) treatment protocols are rec-
ommended. '

We preferred intralesional injection to reduce the
side-effect profile in our patient. The compliance of
our patient in the treatment application was very im-
portant in its applicability. Leishmaniasis may not be
diagnosed patients with atypical presentations seen
in non-endemic regions and may lead to results that
do not require delayed treatment. It should be noted
that as in our patient, signs can be seen months after
the fly bite. We wanted to emphasize that it is im-
portant to take a biopsy in suspicious cases and start
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treatment in the early period. Our study is important
in terms of showing the feasibility of intralesional in-
jection in the pediatric age group and that patients
with atypical CL can be encountered in non-endemic
regions.
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