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Abstract

Post kala-azar dermal leishmaniasis is a dermal complication occurring months after treatment of visceral
leishmaniasis. A 10 year old boy, resident of kalaazar endemic area presented with multiple hypopigmented macules
over both legs and abdomen for 3 years. Child had splenomegaly. Splenic puncture revealed LD bodies and RK
39 antibody positivity. Skin revealed unremarkable epidermis and dermal perivascular inflammation in 100 X
magnification. Leishmania donovani body was seen 1000X magnification. Presentation of PKDL with VL is rare. Child
was treated with liposomal amphotericin B. Skin lesions decreased and spleen size regressed after treatment.
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Introduction

Leishmaniasis is a group of diseases caused by various species of
the protozoan parasites of the genus Leishmania. Leishmaniasis can be
categorized in 3 major forms ranging in severity from spontaneously
healing skin ulcers in cutaneous leishmaniasis (CL), destructive
mucocutaneousleishmaniasis (MCL) to fatal visceral leishmaniasis
(VL). Post-kala-azar dermal leishmanisis (PKDL) is a dermatologic
manifestation which usually occurs months to years after resolution
of visceral leishmaniasis (VL) caused by Leishmania donovani. Upto
10-15% cases of PKDL do not have history of previous visceral
leishmaniasis, may be they have had a subclinical infection [1,2].
Presentation of PKDL with VL is rare, there are hardly any case reports
in which presentation of post kalaazar visceral leishmaniasis is seen
with visceral leishmaniasis, hence a gap in knowledge about this
presentation.

Case Presentation

A 10 year old boy resident of Bihar presented with complaints of
non-itchy hypopigmented macules over bilateral legs present for last 3
years. There was no history of weight loss and no history of tuberculosis
and leprosy contact. On general physical examinations. Multiple hypo
pigmented macular lesions were present over both legs and over trunk
(Figure 1). They were not associated with numbness; tingling, burning
sensations. On abdomen examination spleen (5.5 cms) was palpable.

Figure 1: Hypopigmneted lesions over the legs of the child.
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Figure 2: Section from skin with unremarkable epidermis and dermal
perivascular inflammation, H&E x100.

There was no hepatomegaly or free fluid in the abdomen. Rest of the
systemic examination did not reveal any abnormality. On laboratory
evaluations hemoglobin was 9.1 gm/dl, TLC was 3600/mm?®, platelet
counts were 1,78,000/mm® and peripheral smear did not reveal any
abnormality. Renal function tests were normal. Serology for HIV
infection was negative. Splenic puncture revealed LD bodies and RK
39 antibody positivity. Skin biopsy from macule was suggestive of post
kala-azar dermal leishmaniasis. Skin revealed unremarkable epidermis
and dermal perivascular inflammation in 100 X magnification.
Leishmaniadonovani body was seen on 1000X magnification (Figure
2). As per NVBDCP National vector borne diseases control program
[3] child was treated liposomal amphotericin B @5 mg/kg/dose twice
weekly for 3 weeks. Complete blood counts were done on weekly
follow up. After treatment with liposomal amphotericin B child became
afebrile, hypopigmented macules were becoming less apparent and
decreased in number. Spleen size reduced to 1.5 cm at the end of 3rd
week along with improvement in appetite and activity of the child
(Figure 3).
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Figure 3: LD body (encircled) inside a hlstlocyte in perlvascular infiltrate, H&E
x1000.

Discussion and Conclusion

Post kala-azar dermal leishmaniasis (PKDL) is a dermal
complication resulting after treatment of VL. Clinically the lesions of
PKDL may vary from hypo-pigmented macules to infiltrated papule
and nodules, starting from around mouth and spreading to other parts
of body depending upon severity. Three major representation of skin
manifestations are described i) erythematous indurated lesions on
butterfly area of face ii) multiple symmetrical hypo-pigmented macules
with irregular margins having generalized distribution to extremities
and trunk iii) combination of papules, nodules and plaques. In 15% of
instances, mucosal involvement has been observed [1].

The presentation of PKDL differs in clinical forms and as well
as duration after VL that occurs. In India 5-15% of VL cases are
complicated by PKDL occurring months to several years (2-3 years)
after remission of infection, while in Sudan 50-60% of cured VL cases
are followed by PKDL within weeks or months (0-6 months) [4]. Post
kala-azar dermal leishmaniasis has been reported in patients of visceral
leishmaniasis treated with sodium stibogluconate, paromomycin,
miltefosin, amphotericin B [5-7]. Cases of PKDL with rare presentation
as macroglosia and along with oral mucosal involvement have been
reported [7,8]. Up to 15-20% of PKDL cases had no preceding history
of visceral leishmaniasis, suggestive of subclinical infection. However,
these cases did not have any evidence of visceral involvement at the
time of presentation [4]. In our case the child had simultaneous
manifestations of visceral leishmaniasis and post kala-azar dermal
leishmaniasis.

Demonstration of parasites inslit skin smear or by culture of
the dermal tissue is considered to be the gold standard but such
methods are invasive and less sensitive (58%) because of low parasite
burden and, thus, not feasible in field conditions [9]. On the contrary,
recent availability of rapid sero diagnostic tools, like the rK39, has
revolutionized the diagnosis of VL as well as PKDL (sensitivity of
around 95% for polymorphic PKDL and 78% for macular variety) [9].
As a result, this simple and rapid test has been recommended and is
being widely used in detection of both VL and PKDL in the elimination
programs of India, Bangladesh, and Nepal.

The complications can result when these lesions are not treated or
mucous membranes are affected. Treatment is always needed in Indian
PKDL; in Sudan most cases will self-cure but severe and chronic cases
are treated. Treatment of PKDL is important for control of leishmaniasis.
This case highlights dermal manifestations of PKDL presenting with
visceral leishmaniasis a rare presentation.
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