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A 44- year- old previously healthy farmer from Mannar, an 
agricultural land of Northern Province of Sri Lanka pre-
sented with a history of progressively increasing swell-
ing of lower lip for eight- month duration. Examination 
revealed nontender, diffuse, smooth, and erythema-
tous swelling of the lower lip with no lymphadenopathy. 
Investigations did not point toward any underlying  systemic  
etiology.

What are your differential diagnoses at this point?

A clinical diagnosis of granulomatous cheilitis prompted a 
punch biopsy of the lower lip. The histology showed chronic 
inflammatory cell infiltrates with no granulomata. Patient 
was treated with a course of local and systemic steroids with 
no apparent clinical response.

The lesion was gradually getting worse over next few 
months with nodular lesions and ulcers (Figure 1A). A deep 
biopsy was performed at this juncture which showed dense in-
filtrate of chronic inflammatory cells including plasma cells 
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Key Clinical Message
The Mucocutaneous Leishmaniasis (MCL) involving lip is extremely uncommon. 
A clinical diagnosis of Leishmaniasis of the lips is often challenging to the treating 
clinician and may result in delayed diagnosis as this case illustrates. MCL should 
be considered in the differential diagnosis of lip lesions in a Leishmania endemic 
area.
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F I G U R E  1  A, Swollen nodular 
ulcerated lower lip before treatment. B, 
Complete resolution after treatment

(A) (B)

www.wileyonlinelibrary.com/journal/ccr3
http://orcid.org/0000-0003-0330-7254
http://creativecommons.org/licenses/by/4.0/
mailto:sujanitha@yahoo.com
http://crossmark.crossref.org/dialog/?doi=10.1002%2Fccr3.1609&domain=pdf&date_stamp=2018-05-28


2 |   SUJANITHA eT Al.

and histiocytes with abundant amastigotes of Leishmania 
(3+) within the histiocytes. A PCR for Leishmania donovani 
was positive. Intramuacular sodium stibogluconate which is 
the sole available agent in the health sector was initiated ac-
cording to WHO guidelines and continued for 21 days which 
led to complete resolution of the lesion (Figure 1B), and he 
was kept under close surveillance for a relapse. MCL of lip 
alone is an extremely rare presentation.1
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