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1  |  INTRODUCTION

Leishmaniasis is a neglected tropical disease with an an-
nual estimated 700,000 to 1 million new cases worldwide.1 
The disease affects the rural community and people living 
in poverty.1 Mucosal leishmaniasis (ML) is a very rare dis-
ease in the world, even in endemic areas such as Iran and 
the American continent.2,3 It has a progressive course and 
can cause deformity and even mutilation in the affected 
areas.3 Leishmaniasis is a parasitic disease transmitted by 
phlebotamine sand flies or Lutzomyia species and caused 
by a protozoan Leishmania and its 22 different species.4– 6 
Of these, Leishmania braziliensis and Leishmania guya-
nensis are the species that causes mucocutaneous leish-
maniasis.7,8 Rarely, Leishmania donovani causes mucosal 

leishmaniasis especially in patients with immune sup-
pression.2,9 Mucosal leishmaniasis usually becomes clin-
ically evident within several years or even takes decades 
after cutaneous lesions which were not treated at all or 
were incompletely treated.10,11 Sporadic cases of visceral 
leishmaniasis have been reported in Bhutan and it has 
been demonstrated to be endemic in certain areas.12

The disease can occur in different clinical forms such 
as cutaneous, mucosal, and visceral.6 In a few instances, 
mucocutaneous forms are found to be more severe than 
others and are usually chronic and often occur years after 
the presentation of skin lesions.7,13 It can also cause se-
vere respiratory complications including the destruction 
of lung tissue. Malnutrition is common in leishmaniasis, 
thus good nutrition is important to prevent remission of 
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Key Clinical Message
Oral mucosal leishmaniasis is a rare finding posing challenges in the diagnosis 
and treatment in a nonendemic setting. This disease is present in dental clinics 
as nonhealing chronic growth. Timely diagnosis and appropriate treatment are 
crucial to prevent further complications and death.
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the disease.14 Advent of the disease leads to immune de-
ficiency thereby weakening the patient further.6,14 Studies 
have documented depletion of T lymphocytes that plays 
an important role in curing and progression of the disease 
and is more severe in malnutrition.6 Various laboratory 
methods can be used to diagnose leishmaniasis— to detect 
the parasite and to identify the Leishmania species.10,11

2  |  CASE PRESENTATION

A 76- year- old man was referred to us from a district hospi-
tal. He presented with an oral lesion growth and swelling 
of the lower lip since 2018. He complained of abnormal 
taste in the mouth, drooling, and difficulty in swallow-
ing. He had visited hospitals several times, the last biopsy 
was performed in 2019 suspecting malignancy but it was 
reported as nonspecific growth. He was treated several 
times for oral candidiasis without a definitive diagnosis. 
He also complained of chronic productive cough with oc-
casional shortness of breath. There was no history of fever, 
night sweats, or loss of weight. He did not smoke but he 
used to drink in moderation until a few years ago. He is 
in hypertensive treatment and undergoing treatment for 
age- related macular degeneration.

On extra- oral examinations, there was facial asymme-
try with edema on the left side of the face and the lips. 
Cutaneous findings were normal and there was no re-
gional lymphadenopathy. On intraoral examination, there 
was a large ill- defined vegetative growth on the anterior 
palate and the left buccal mucosa with maxillary gingivial 
hyperplasia (Figure 1). There were features of xerostomia 
but there was no infection or suppuration.

His blood workup was normal except for mild neutro-
philia and lymphopenia and raised erythrocyte sedimen-
tation rate. Ultrasound abdomen was normal. However, 
chest X- ray and CT chest showed some consolidation on 
the left lower lobe. A bone marrow biopsy was not done. 

Incisional biopsies were performed from the palate and the 
buccal mucosa and specimens were sent for histopatho-
logical examination (HPE). Histopathological examina-
tion showed focal mucosal ulceration lined by granulation 
tissue densely infiltrated with acute and chronic inflam-
matory cells (Figure 2). The intact squamous epithelium 
showed keratinization and was mildly hyperplastic. 
Subepithelial regions showed many round-  to oval- shaped 
organisms within the cytoplasm of histiocytes and some 
within the stroma, histologically consistent with LD bod-
ies as seen with H & E and Giemsa stain (Figure 3). There 
was no microscopic evidence of fungal infection. Kala- 
azar serology using rk- 39 was done which turned out to be 
positive for Leishmaniasis.

He was admitted to the ward and liposomal 
Amphotericin B was started at 2 mg/kg body weight 
(150 mg) but his creatinine level started rising after the 
third dose. Infusion frequency was paced according to his 
renal function which stabilized once adequate hydration 
was maintained after the infusion. His compliance with 
the injection was poor with the main complaint of pain 
at the injection site. A total of 1350 mg of Amphotericin 
B was given. His lungs condition were evaluated. Sputum 
culture grew Pseudomonas. His cough and shortness of 
breath improved after a course of antibiotics. After the 
9th infusion of amphotericin B, the patient refused any 
further injections. At this point, there was a 50% posttreat-
ment resolution of the lesion on the palate and left buccal 
mucosa (Figure  4). There was no drooling, lip swelling 
had reduced, and he was able to eat without difficulty. He 
was discharged with the plan to start on oral miltefosine as 
other alternative treatment is not available in our country.

3  |  DISCUSSION

This case is a rare clinical presentation of the disease in 
an immune- competent person representing a clinical and 

F I G U R E  1  (A) Large ill- defined 
vegetative growth on the anterior palate 
(B) Large ill- defined vegetative growth 
on the left buccal mucosa with maxillary 
gingivial hyperplasia.
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laboratory diagnostic challenge. The case was initially 
evaluated as a malignant growth due to its clinical pres-
entation and intractable course with several incisional 
biopsies. The biopsies that we performed from the palate 
and buccal mucosa showed no evidence of malignancy. 
Special stains for acid fast bacilli and fungal organisms 
were done which were negative. Kala- azar serology was 
positive. Dental full mouth X- ray/Orthopentomogram 

showed some degree of bone loss on the palate and 2 loose 
teeth (grade I mobility) on the left side.

Mucosal leishmaniasis is a serious integumentary dis-
ease considering its diagnostic challenges, treatment, and 
coinfections.14 Diagnosis of oral leishmaniasis is a chal-
lenge mainly because it is rarely encountered, and in fact, 
this is the first case at our facility in 2022. Secondly, we 
the clinicians never think of mucosal leishmaniasis since 
we do not fall in the endemic area. Studies have shown 
that Leishmania parasites can remain dormant for a long 
period of time even though the antimonials have been 
used and thereby recurrences can occur.15,16 The clini-
cal form of the disease depends on the type of infecting 
species of Leishmania and the patient's immune status. 
Leishmaniasis in humans is classified into three major 
clinical types: visceral, cutaneous, and mucocutaneous. 
The visceral form of leishmaniasis is caused mainly by 
L. infantum and L. donovani, which is endemic in the 
western Mediterranean. Cutaneous leishmaniasis is 
caused by L. tropica or L. major and the mucocutaneous 
variant is mainly due to L. braziliensis, but also L. pana-
mensis, L. guyanensis, and L. amazonensis, which is en-
demic in South America.11,17,18 L. braziliensis is the species 
that causes serious disease and often leads to a chronic 
state.17,19 Cutaneous leishmaniasis is the most common 
form of New World Leishmaniasis; mucosal legions 
may occur simultaneously or after years of the disease.10 

F I G U R E  2  H & E section showing focal mucosal ulceration 
lined by granulation tissue densely infiltrated with acute and 
chronic inflammatory cells (×40).

F I G U R E  3  Subepithelial region 
with numerous round-  to oval- shaped 
organisms within the cytoplasm of 
histiocytes and some within the stroma, 
histologically consistent with LD bodies as 
seen with H & E (A) and Giemsa stain (B).

F I G U R E  4  (A) Posttreatment 
resolution of lesion on the palate (B) 
posttreatment resolution of lesion on the 
left buccal mucosa.
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Organism for mucosal leishmaniasis in Asia is donovani 
species. Mucosal forms are destructive and can affect the 
oral and nasal cavity.2 Oral lesions usually appear as ul-
ceration in the hard or soft palate. However, they can af-
fect any site and also may present as exophytic or nodular 
growths as in our current case.11,17

In our case, a potent inflammatory response was seen 
with neutrophilia that contributed to tissue damage be-
sides lymphocytopenia. The uncontrolled and nonspecific 
inflammatory process is characteristic of mucosal leish-
maniasis.20,21 Anemia and malnutrition are a result of pro-
gression of mucosal leishmaniasis. A 3%– 5% of cutaneous 
leishmaniasis can develop into mucosal leishmaniasis as 
per literature.17,22,23

4  |  CONCLUSION

This case is a classic example of diagnostic challenge, 
in settings without adequate laboratory backup and ap-
propriate tests. The patient underwent several biopsies 
over long period of time before a definitive diagnosis was 
made. A high degree of clinical suspicion is required as 
the disease is a public health problem. Clinicians at the 
periphery and dentists should be aware of rare presen-
tations and have a robust system of cross- consultation 
with a specialist. An early diagnosis and treatment can 
prevent complications and reduce patient morbidity and 
mortality.
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