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ABSTRACT

Visceral Leishmaniasis (VL) or Kala-Azar (KA) isghily endemic in the Indian subcontinent particylarl

in Bihar. Post Kala-azar Dermal Leishmaniasis (PK3La known reservoir for leishmania parasites for
transmission of VL. The kala-azar elimination pramgr was launched by the government of three
countries of the Indian subcontinent in the yea®@30which aims to eliminate kala-azar by 2015 and
PKDL by 2018. PKDL diagnosis and management hasbeen addressed properly. In this case report
we have described a case of PKDL with ulcer angia&} presentation who was subsequently diagnosed
by demonstration of Leishmania donovani bodieh&gkin snips through microscopy, kinetoplast-DNA
nested PCR and clinically. The patient was treat#ld miltefosine capsules in the dose of 50 mg éwic
a-day for twelve-weeks and responded completelys Thse report assumes great importance as prompt
diagnosis and treatment of PKDL is essential inkifla-azar elimination program.
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1. INTRODUCTION 2012). The incubation period of PKDL after VL is
usually 0-6 months in Sudan and 6 months to several
Post Kala-azar Dermal Leishmaniasis (PKDL), years in India. PKDL manifestation usually starishw
caused bylLeishmania donovani is a dermatosis macular lesions, progressing to papular and nodular
usually occurring as a sequel of Visceral types atthe advanced stage (Zijlsttal., 2000). The
Leishmaniasis (VL). It is mainly reported from ladi kala-azar elimination program aims to eliminate VL
(5-10%), Sudan (50%), Bangladesh and Nepal afterby 2015 and PKDL by 2018 from the Indian
successful treatment for VL (Zijlstrat al. 2003). In subcontinent (Vermaet al., 2013). For this aim
India, it was first described by (Brahmachari, 1992 successful diagnosis and treatment of VL and PKDL
About 10-20% cases have been reported to manifests of utmost importance. In this report, we presant
without previous history of VL. This may be due to unique case of PKDL from Bihar, India with ulcer on
asymptomatic or subclinical infection that do not foot as an atypical manifestation of PKDL which was
manifest as VL but had infection in the past ([2aal., successfully treated with miltefosine.
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2. CASE REPORT

A 17-year-old unmarried female patient, hailingnfro
a VL endemic village of Bihar, with de-pigmented
macular, papular and nodular lesions visited thé ou
patient-clinic of Rajendra Memorial Research lgétof
Medical Sciences, Patna, Bihar, India. The pattead
history of VL seven years back and was cured (ilhy
and parasitologically) with Sodium Stibogluconate
(SAG) intra-muscular injection in the dose of 20 ke
body weight for 30 days. But after two years of VL
treatment, de-pigmented patches started developimg
the face, gradually spreading to other parts ofybexd
progressing to papular and nodular lesions.

Macular lesions were present all over the body,emor
marked on the armg={g. 1A) and legs and the papular

lymphadenopathy and cardiac abnormality. The
biochemical and pathological parameters were recbrd
as: Total protein 6.75 g dt, albumin 3.39 g dr,
globulin 3.36 g dC*, albumin: Globulin ratio 1:1, serum
biluribin 0.92 mg drC*, blood urea 18 mg dt, serum
creatinine 0.59 mg dt, fasting blood sugar 86 mg di.
Aspartate Transaminase (AST) 24.1U/L, Alanine
Transaminase (ALT) 17.6U/L, alkaline phosphatase
196U/L, Red Blood Cells (RBCs) count 4.02
millions/mn?, white blood cell count 8900/nim
neutrophil 59%, lymphocyte 30%, monocyte 5%,
eosinophil 6%, basophil 0%, platelets 156000 permm
and Hb 8.2gm/dL. HIV, hepatitis B and C were negati
Pregnancy test was negative in urine.

rK39 strip test (Kala-azar Detect™, Rapid Test,
InBios International, Seattle, WA, USA) was positive

lesions were more marked on chin. Moreover, anrulce With serum according to the manufacturer’s instomst

(size 5x4 cm) was present on dorsum of right fbat t

(Salotraet al., 2001). Microscopic examination of skin

emerged from a warty elevated nodule like appearanc ships collected from different sites of maculesyues,

over a period of two months. Ulcer margin was ialag
and islands of intact skin patches were presefitinvthe
area of ulcer but without erythema. Granulation of
lesional tissue was also present on lateral marfyuicer
(Fig. 2A). There were multiple nodular lesions on

postero-medial aspect and tendo-achilles of theesam
foot (Fig. 3A). The upper most nodules, located on the

posterior aspect of lower one-third of right le@dha
tendency to ulcerate along with the hyperemic
surrounding skin. The nodules present on othes gife
the same foot also had tendency to ulcerate. Funthre,

it was disclosed by the patient that prior to uigjtthis
centre, she had been treated with systemic anitisiot
and local anti-fungal and anti-biotic ointmentsvaitt
any improvement in the lesion profile. After
consultation with a dermatologist, leprosy was
excluded clinically based on non-anesthetic natfre

nodules, ulcerated area and surrounding ulcer afegte
presence of eishmania donovani bodies confirming it to
be a case of PKDL. The result was confirmed by
kinetoplast-DNA (k-DNA) nested-Polymerase Chain
Reaction (n-PCR) foteishmania donovani from blood
and skin snips (Sreenivasal., 2004).

After clinical, parasitological and molecular
confirmation, the patient was treated with oral
miltefosine capsules in the dose of 50 mg twicexp-for
twelve-weeks with an advice to come for follow-up
every four weeks. On follow-up visit after four-vkeseof
treatment, she was re-admitted for clinical, biooteal,
pathological, parasitological and molecular assestm
Clinically the ulcer was not fully healed. Microggo
examination of skin snips was again found posifive
LD bodies and by k-DNA nested-PCR. After eight-
weeks, multiple nodular lesions over the right foot
started reducing in size. The de-pigmented patelws

the lesions and no thickening of peripheral ulnar started disappearingFig. 1B) and nodules on face

nerves. Acid Fast Bacilli (AFB) from skin snips and

nasal smears were also found negative by Ziehl-

completely disappeared too.
On 3rd follow-up visit after twelve-weeks, the

Neelsen staining. Eczematous dermatitis, Pityriasispatient was found parasitologically cured, but the

and other fungal infections were also ruled out.
Clinical diagnosis of PKDL with ulcer was made and
the patient was admitted in the ward for further
investigations and treatment. Signed informed conse
was obtained from the patient. The systemic exatiima
revealed-body weight 41 kg, height 160 cm, bodysnas
index 16kg/m, pulse 82/min, BP 118/76 mmHg and no

lesions were still persistent in diminished formcérs
were completely healed, though healed scar was
present on the ulcerated ard@ig, 2B and 3B). The
main adverse events included loose motions and
vomiting which was easily controlled with treatment
There was also elevation of alanine and aspartate
transaminase in the 1st follow-up visit but camevdo

findings of anemia, dehydration, hepatosplenomegaly to normal in the 2nd follow-up.
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Before treatment After treatment

Fig. 1. PKDL presenting as hypopigmented macular lesionthermrm before (A) and after (B) treatment withtenfosine

Before treatment After treatment

Fig. 2. PKDL presenting as ulcerating lesions on the fbefore (A) and after (B) treatment with milterosine
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Before treatment After treatment

Fig. 3. PKDL presenting as ulcerating lesions on the faoie (A) and after (B) treatment with milterfosine

The patient was further followed-up for one yeatl an treatment of VL, has now developed resistance aed t
no further signs and symptoms of PKDL were observedcure rate in the endemic districts of Bihar is aw ks
clinically, parasitologically and by k-DNA neste®©R 52% (Das et al., 2005). Moreover, its prolonged
assay. Aseptic dressing on alternate days duringadministration, as required in PKDL, can limit iise

treatment period was done for the ulcerating lesion particularly because of cardio-toxicity (Thakur and
Kumar, 1990). Repeated courses of Amphotericin B
3. DISCUSSION have been found to be superior to SAG for treatroént

PKDL with a lesser duration (Thakust al., 1997).
The diagnosis and the management of PKDL haveHowever, it requires prolonged intravenous
not been addressed properly in the kala-azar edtion  administration in a hospital for treatment as wed
program in the Indian subcontinent, which is very monjtoring of serum creatinine and potassium leviels
complex. The diagnostic aspect requires clinical India, miltefosine, the first oral drug, has been
expertise, trained pathologist and molecular bisIDg jyiroduced as the first-line drug for treatment \6f
PKDL 'is diagnosed by demonstration of leishmania \qer elimination programme, but not for PKDL. In a
E?(rgsthelsesfirc?:; tréijske'r& SE';_ 3;;25;?3'823' if:mfe recent study conducted in PKDL, twelve-week treatme
s . i with miltefosine was found to have 93% cure raid, ib
confirmed by kinetoplast-DNA nested-PCR assay oo . . i
contraindicated in female patients of reproductige group

(Sreenivaset al., 2004). The differential diagnosis ) ;

includes leprosy (which can be differentiated bgslof due to poss!ble terat(l)%enlc e.ﬁr?Ct _(Sunf!a%l., 2013)'
pain and temperature over the lesion), fungal fesike ~ foWwever, being a oral drug with minimal side efiedts
eczematous dermatitis, pityriasis and auto immune@cceptability at the community level has been fotmbe

diseases like psoriasis (which can be ruled outaby Superior to the other injectable drugs mentionedeb
trained dermatologist). Ulceration is not a characteristic feature of Imdgnd
The treatment aspect of PKDL is no less difficidt a Sudanese PKDL. In a similar case report of PKDL
the duration is very long which can lead to poor hailing from Bihar presenting with ulcerated choni
compliance and adverse effects of the drugs. Sodiunparonychia like lesion treatment was given with
Stibogluconate (SAG), used to be a very potent doug  miltefosine with complete recovery (Jieh al., 2012).
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