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Introduction

Leishmania spp is a protozoon transmitted by the bite of the

Abstract

Introduction and objective: Laryngeal leishmaniasis is a rare dis-
ease that should be considered in patients presenting with hoarseness
or dyspnea having risk factors as immunodeficiency (systemic or local)
and previous Leishmania infections.

Method: We report an adult patient with history of dysphonia,
cough and episodes of nausea and vomiting due to laryngeal leishman-
iasis. We explain its diagnosis and management, detailing complemen-
tary tests and final treatment.

Discussion: There are few cases published of laryngeal isolate pre-
sentation of Leishmania infection and a late diagnosis of the disease
is usually made. It is essential to keep this disease in mind to shorten
the delay of diagnosis, especially in patients with immunodeficiency
clinical history, previous renal transplantation, chronic inhaled steroids
treatments, or living in endemic areas.

Conclusions: Laryngeal leishmaniasis is an uncommon entity that
should be considered in patients presenting with hoarseness and dys-
pnea, especially those who come from endemic areas.

Keywords: Laryngeal leishmaniasis; Leishmania spp; Immunodefi-
ciency; Hoarseness.

Abbreviations: CT: Computed Tomography; PCR: Polymerase Chain
Reaction.

previous renal transplantation, chronic inhaled steroids treat-
ments, or living in endemic areas, and previous Leishmania in-
fections.

female Phlebotomus or Lutzomyia sandflies. The Leishmania
species and the immune condition of the patient influence the
type of disease that might develop. Leishmania may cause cuta-
neous, mucocutaneous, or visceral infections. The clinical spec-
trum differs from one patient to another, ranging from a banal
skin lesion to a visceral life-threatening condition.

The involvement of the larynx is rare, and only a few cases
have been reported [1-13]. Described risk factors related to la-
ryngeal leishmaniasis are immunodeficiency (systemic or local),

Case presentation

We present the case of a 69-year-old woman, a local resident
in Fuenlabrada, Madrid (Spain). She had a three-year clinical
history of dysphonia, cough and episodes of nausea and vomit-
ing. She was a non-smoker and suffered from severe asthma
and rheumatoid arthritis that had required treatment with cor-
ticosteroid inhalers, injections of methotrexate, and low doses
of oral prednisone. The initial flexible laryngoscopy was unre-
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markable, showing just erythematous vocal folds (Figure 1).
Progressively, her condition worsened, and the findings of the
laryngeal exploration changed to edematous swelling patches
that fluctuated over the epiglottis, arytenoids, and false and
true vocal cords (Figure 2, QR. 1) confirmed by a CT scan, show-
ing a marked laryngeal inflammatory stenosis (Figure 3). She
was then treated with higher doses of steroids and antibiotics,
under the suspicion of rheumatic involvement of the larynx.
However, after several months, the patient presented a severe
episode of dyspnea. A bilateral CO_-laser cordectomy and tra-
cheotomy were performed. The histopathological results sug-
gested an inflammatory process compatible with leishmaniasis,
confirmed by Polymerase Chain Reaction (PCR) of the laryngeal
samples, positive for Leishmania (Figure 4). Blood samples were
negative. She did not remember any cutaneous lesion and had
no other mucosal lesions, or in rhynopharynx nor the nasal cav-
ity. She neither had visceral involvement and had not recently
traveled abroad.

Chronic laryngeal lesions might be due to tumoral, infec-
tious, or inflammatory processes. In smoker patients with laryn-
geal isolated lesions, the principal differential diagnosis is carci-
noma. Moreover, infectious laryngitis syndromes can be caused
by bacterial or parasitic agents like Mycobacterium tuberculo-
sis, Paracoccidioides spp, etc. Similarly, Leishmania spp should
be considered, especially if the nasal mucosa is also involved.

On the other hand, patients who suffer autoimmune diseas-
es with chronic inflammatory manifestations, such as rheuma-
toid arthritis, may have laryngeal lesions. Either way, the key to
a correct assessment of the disease is the histology of the le-
sions, but several clinical features may orientate the diagnosis.

She underwent several cycles of antibiotics and steroids,
and even surgery (tracheotomy and laser cordectomy) before
reaching the final diagnosis. Afterwards, she was treated with
liposomal amphotericin B in a 3 mg/kg/day dose for two weeks
(total dose of 21 mg/kg) with relevant clinical improvement and
complete resolution of laryngeal findings (QR. 2).

The patient is still being followed up by the Infectious Dis-
eases Department and Otolaryngology Department every six
months. After five years, she remains free of new laryngeal
symptoms. During follow-up, 4 years after diagnosis, the pa-
tient received an empirical liposomal amphotericin B second
cycle because of recurrent respiratory infections, even though
a negative PCR for Leishmania was reported with subsequent
clinical improvement. After 7 years, she remains asymptomatic.
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Figure 1: Erytematous vocal fold.
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glottis, arytenoids, and false and true vocal cords.

Figure 2: Edematous swelling patches that fluctuated over the epi-
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\\Figure 3: Laryngeal inflammatory stenosis. /
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Figure 4: Inflammatory infiltrate and abundant intracellular oval
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QR 1: Larynx previous to surgery with severe generalized edema.
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QR 2: Two years follow up exploration with complete resolution
| of edema.
o
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Discussion

There are few cases published of isolate laryngeal presenta-
tion of Leishmania infection [1-13]. It is believed to be due to a
direct inoculation of the protozoa to the mucosa or a migration
of the microorganisms from the inoculation point. If that is the
case, usually it starts affecting the oral or nasal mucosa, which
may be subclinical and then migrates to the larynx.

Immunodeficiency clinical history, as HIV infection [4,7] or
previous renal transplantation [5], is a common predisposing
comorbidity. However, laryngeal leishmaniasis has also been re-
ported inimmunocompetent patients [2,6,9-11]. In these cases,
chronic inhaled steroids treatments, smoking and a personal
history of Leishmania infection are risk factors described in the
literature [9]. Our case has a long history of chronic inhaled ste-
roids treatments.

Moreover, it is essential to consider this infection in patients
from endemic areas, like certain areas in Spain and Southern
Europe. It should be noted that the area where the patient lives
is considered to have the largest community outbreak diag-
nosed of leishmaniasis in Europe [14].

Furthermore, this patient had suffered from a rheumatologic
disease that hindered its immune response which, in addition
to immunosuppressant treatments, might have been her main
risk factor.

The delay in diagnosing laryngeal leishmaniasis, like our
case, is commonly referred to in the literature and is usually
explained by its low incidence and broad differential diagno-
sis. Thus, a biopsy is necessary to state the correct diagnosis
as soon as possible [11,15,16]. Surgery has been reported as
a successful treatment [8], but in our case the pharmacologi-
cal treatment was effective and resolved the symptoms and le-
sions. It is essential to keep this disease in mind to shorten the
delay of diagnosis.

Conclusions

Laryngeal leishmaniasis is an uncommon entity that should
be considered in patients presenting with hoarseness and dys-
pnea, especially those who come from endemic areas. A com-
plete head and neck exam is mandatory and a biopsy will al-
low histopathological and microbiological findings that are the
diagnostic key. This pathology should be appropriately treated
with liposomal amphotericin B until clinical improvement is
achieved.
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