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Abstract:
							                           
Cutaneous leishmaniasis (CL) is the most common form of leishmaniasis. It is characterized by nodulo-ulcerative skin lesions and occasionally nodular, papular/plaque, and/or impetiginous lesions on exposed parts of the body. However, other atypical lesions of CL have been reported worldwide such as lupoid, eczematous, erysipeloid, verrucous, dry, zosteriform, paronychial, sporotrichoid, chancriform, annular and erythematous volcanic ulcers. These non-specific lesions often make the diagnosis challenging due to the large number of differential diagnoses and may lead to a delay in the implementation of CL therapy and therefore a higher risk of lifelong scars and major quality of life issues and stigma. We report a case of an 11-year-old immunocompetent albino child boy that presented with 3 years’ history of persistent multiple asymptomatic, small ulcers and cribriform scars of the forehead. Diagnosis of CL was confirmed by detecting Leishmania parasites in tissue specimens, and treatment by antimony drugs resulted in healing of lesion within one month. This is a novel case of a rare, atypical form of CL, which resulted in delayed diagnosis and management. Clinicians, especially those practicing in CL endemic areas like the Americas and the Mediterranean basin, should consider systematically the diagnosis of CL in front of long-lasting and/or non-specific lesions.
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Resumen:
						                           
La leishmaniasis cutánea (LC) es la forma más común de leishmaniasis. Se caracteriza por lesiones cutáneas nódulo-ulcerosas y, en ocasiones, lesiones nodulares, papulares/en placas y/o impetiginosas en las partes expuestas del cuerpo. Sin embargo, a nivel mundial se han reportado otras lesiones atípicas de LC como úlceras lupoides, eccematosas, erisipelosas, verrugosas, secas, zosteriformes, paroniquiales, esporotricoides, chancriformes, anulares y eritematosas volcánicas. Estas lesiones inespecíficas a menudo dificultan el diagnóstico debido a la gran cantidad de diagnósticos diferenciales y pueden provocar un retraso en la implementación de la terapia LC y, por lo tanto, un mayor riesgo de cicatrices de por vida y problemas importantes de calidad de vida y estigma. Presentamos el caso de un niño albino inmunocompetente de 11 años de edad que presentó una historia de 3 años de evolución de múltiples úlceras asintomáticas persistentes, pequeñas y cicatrices cribosas en la frente. El diagnóstico de LC se confirmó mediante la detección de parásitos Leishmania en muestras de tejido, y el tratamiento con fármacos de antimonio resultó en la curación de la lesión en un mes. Este es un caso novedoso de una forma rara y atípica de LC, que resultó en un diagnóstico y manejo tardíos. Los médicos, especialmente aquellos que practican en áreas endémicas de LC como las Américas y la cuenca del Mediterráneo, deben considerar sistemáticamente el diagnóstico de LC frente a lesiones de larga duración y/o inespecíficas.
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INTRODUCTION

Cutaneous leishmaniasis (CL) is the most common form of leishmaniasis [1]. In 2020, more than 85% of world’s new cases of CL occurred in 10 countries, including Algeria as well as Brazil, Peru and Colombia [2]. Ulcerative skin lesions characterize CL and occasionally nodular, psoriasiform, and verrucous lesions on exposed parts of the body [1]. These lesions, mainly ulcers, leave life-long scars and serious disability and stigma [3]. Atypical lesions (such as erythematous volcanic ulcers and eczematous or erysipeloid lesions) may lead to a large panel of differential diagnoses [4].

We report a peculiar presentation of CL in an Algerian albino child, with a multiple cribriform ulcers and scars on the forehead.




CASE REPORT

An 11-year-old child boy with an unremarkable medical history apart from albinism was brought to our department for numerous tiny ulcers covering a large part of his forehead and glabella, persistent over the last 3 years despite many cycles of empiric antibiotic treatments. Physical examination revealed multiple asymptomatic, small and superficial ulcers with surrounding erythema and cribriform scars running from his middle forehead until the upper part of the nose (Figure 1). The underlying skin was infiltrated painless. His biochemical parameters were within normal limits, and there were mainly no signs of immunodeficiency syndrome. A history of staying in a leishmaniasis endemic area has been reported, and the diagnosis of CL has been confirmed by detecting Leishmania parasites in tissue specimens from skin ulcers via light-microscopic examination. Treatment by intramuscular injection of pentavalent antimony drugs at 10 mg/kg/day for a period of 15 consecutive days associated with oral prednisone 0.5 mg/kg/day for 5 days resulted in a clear regression and healing of ulcers within one month (Figure 2).
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Figure 1



Multiple small and superficial ulcers, with surrounding erythema and cribriform scars, of the middle forehead, glabella and nose.
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Figure 2



Healing aspect of cutaneous leishmaniasis lesions one month after treatment initiation.


















DISCUSSION

The leishmaniases are considered as a spectrum ranging from benign forms represented by CL to mucocutaneous leishmaniasis and systemic visceral leishmaniasis. Further, CL encompasses other entities including localized CL, disseminated CL, recurrent (lupoid) CL and post Kala azar dermal leishmaniasis (Table 1). Different peculiar lesions of CL have been reported worldwide [4]. They may display various aspects, such as lupoid, eczematous, erysipeloid, verrucous, dry, zosteriform, paronychial, sporotrichoid, chancriform, annular and erythematous volcanic ulcers [5]. Our patient presented a rare, atypical form of CL with a number of superficial tiny ulcers and scars, and the affected area appeared as a “cribriform” plaque. Often, these atypical forms of CL are misdiagnosed as blastomycosis, sporotrichosis, diverse fungal skin infections, cutaneous anthrax, eczema, lepromatous leprosy, tuberculosis, Mycobacterium marinum infections, basal and squamous cell carcinomas, and even infected insect bites [4]; and this would result in delayed diagnosis and treatment, as in our case. The reason for this pleomorphism is still unclear, but it might reflect an underlying immune disturbance; and variations in parasite virulence and host factors have been hypothesized to modulate the CL presentation [4]. Our patient depicts only albinism, which is not an immune deficiency by itself.




Table 1




Classification of cutaneous leishmaniasis (adaptation of the classifications of Akilov et al [6])
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Treatment of CL differs according to infecting species, extent, location and progression of the disease. Usually, for limited infection when one or a few small lesions are present (excluding periorificial areas or over a joint) topical treatment could be proposed as the sole therapy. However, systemic therapy (mainly antimony drugs) should be used for more extensive lesions (Table 2).




Table 2




Treatments for Cutaneous Leishmaniasis in adults and Children [7, 8, 9]
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CONCLUSIONS

We report an exceptional clinical observation of CL with a multiple cribriform ulcers and scars on the forehead of albino child. Although, a large number of atypical morphological forms of CL have already been described, such presentation has not been reported in the literature before as far as we know. Thus, the healthcare professionals should perform the best diagnostic and treatment methods to lessen misdiagnoses and control disease progression. Physicians, especially those practicing in CL endemic areas like the Americas and the Mediterranean basin, should bear in mind that the disease may present with various clinical features and even unexpected aspects.
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