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ABSTRACT

Cutaneous leishmaniasis (CL) is an infectious dermatosis caused by a parasite (Leishmania spp.) and transmitted to humans
by the bite of a female sandfly (Phlebotomus spp.). It is still endemic in more than 100 countries, representing an important
public health problem worldwide. The clinical presentations of this disease are very polymorphic and sometimes very
difficult to diagnose. Nearly 17 clinical variants of CL qualified as “atypical” or “unusual” were described; their prevalence
is estimated at 2—5% of all CL. As rare as they are, these atypical clinical presentations of CL deserve to be well known by
clinicians, particularly those in first-line consultations and in endemic areas.
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eishmaniasis is a vector-borne disease with a large

spectrum of clinical features ranging from localized

cutaneous leishmaniasis (CL) to generalized systemic
visceral disease.'*!

It is caused by parasites of the genus Leishmania and
transmitted to humans through the bite of a female
phlebotomine sandfly.'*} Chronic CL (CCL) is the most
frequent of the three clinical subtypes of this disease
(cutaneous, mucocutaneous, and visceral leishmaniasis).['"3 It
is still endemic in almost 100 countries around the world, and
according to the World Health Organization, 12—15 million
people are infected, 350 million are at risk of acquiring the
disease, and 1.5-2 million new cases are recorded annually.['!

The clinical presentations of CL are very polymorphic and
sometimes very difficult to diagnose.

Pure CCL was first described in 1876 by Lewis and
Cunningham in the Middle East with its characteristic
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ulcerocrusted nodular lesion, hence the old names of
“Orient button,” “Aleppo button,” and “Jericho button.”!!
Subsequently, the disease was described in the Mediterranean
basin and particularly its southern shore, hence the classic
names of “button of Gafsa” (Tunisia) and “button of Biskra”
(Algeria). These lesions are caused mainly by four species
of leishmaniasis: Leishmania major, Leishmania infantum,
Leishmania tropica, and Leishmania kiliki and defined the
old world leishmaniasis (Middle East, Mediterranean basin,
Africa, Asia, and India).""”! Depending on the species of
leishmaniasis responsible for the infection, the geographic
classification opposes leishmaniasis of the old world to that
of the new world (Central and South America), mainly caused
by Leishmania mexicana, Leishmania amazonensis, and

Leishmania braziliensis.'4

Because of their uncommon shape or site, theses clinical
presentations of CL are qualified as “atypical” or “unusual,”
and authors estimated their prevalence at 2-5% of all CL.I%

Nearly 17 atypical variants of CL have been described:
Lupoid [Figure 1 and 2], sporotricoid [Figure 3],
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Figure 1: Lupoid cutaneous leishmaniasis Figure 4: Eczema-like cutaneous leishmaniasis

Figure 5: Zosteriform cutaneous leishmaniasis

Figure 6: Erysipeloid cutaneous leishmaniasis with typical
Figure 3: Sporotrichoid cutaneous leishmaniasis. ulcerocrusted lesions

eczematiform [Figure 4], verrucous, dry, =zosteriform cell carcinoma-like, erythematous volcanic ulcer, acute
[Figure 5], erysipeloid [Figure 6 and 7], psoriasiform  paronychial, chancriform [Figure 9], palmoplantar, lip, and
[Figure 8], pseudotumoral, discoid lupus-like, squamous  annular forms.®!"
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Figure 7: Erysipeloid cutaneous leishmaniasis

Figure 8: Psoriasiform cutaneous leishmaniasis

carcinoma-like

Figure 9: Squamous cell
leishmaniasis

lip cutaneous

PHYSIOPATHOLOGY OF ATYPICAL
CL

The exact pathophysiology of these atypical presentations
is not yet fully understood; they are particularly frequent

in immunocompromised subjects and the alteration of the
host’s immune response seems to have a primary role in their
development.[':11]

DIAGNOSIS OF ATYPICAL CL

The diagnosis of CL in front of these forms may be overlooked
even in endemic areas,®™' and patient can mistakenly be
treated for other diagnosis in several occasions. Dermoscopy
can be very helpful for the diagnosis of this atypical variant
of CL.B! The diagnosis of CL is confirmed by microscopic
examination of stained tissue-scraping smears from these
lesions revealing the presence of Leishmania amastigotes.
Biopsy and histology examination can be helpful in
microscopic examination which is inconclusive.®!]

DIFFERENTIAL DIAGNOSIS OF
ATYPICAL CL

The differential diagnosis of unusual/atypical CL is
mainly made with lupus vulgaris (cutaneous tuberculosis),
lupus erythematosus, lupus pernio (form of cutaneous
sarcoidosis), erysipelas, eczema, psoriasis, fungal infections,
granulomatous cheilitis, Melkersson-Rosenthal syndrome,
orofacial ~ granulomatosis, =~ Wegener  granulomatosis,
squamous cell carcinoma, basal cell carcinoma, and foreign
body reaction depending on the clinical aspect and the
location of the lesion.(®!!]

TREATMENT AND PROGNOSIS OF
ATYPICAL CL

Atypical CL can be successfully treated with systemic or
intralesional injections of meglumine antimoniate, and
its prognosis is usually favorable. In case of resistance
to conventional treatment, association of meglumine
antimoniate, allopurinol, and cryotherapy can be proposed.®-1!!

CONCLUSION

As exceptional and unusual as they are, these atypical forms
of CL deserve to be well known by clinicians, particularly
those in the first line and in endemic countries.
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