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with peripheral arthritis or with spondyloarthropathy. 
About 20 cases of POPP have been reported in 
literature so far.[2] HLA-B27 has been reported to be 
positive in most, suggesting that POPP may be part of 
seronegative spondyloarthropathies.[3] The proposed 
mechanisms of pathogenesis are analogous to the 
ossifying enthesopathies of seronegative arthritis. 
The inflammation is supposedly transmitted from the 
involved joint cartilage to the insertions of ligaments 
or tendons. The close anatomical relationships 
between nail and terminal phalanx may result in 
spread of inflammation of the psoriatic process from 
the subungual dermis to the terminal phalanx through 
the fibrous septae, which usually directly join them 
and are then only deeply inserted into bone.

Treatment of POPP is not easy. Therapy is usually 
similar to that of psoriatic arthritis. Response to 
both non-steroidal anti-inflammatory drugs and 
sulfasalazine is not consistent. Methotrexate 4 mg 
weekly has been reportedly found to be effective in 
one patient.[4] Clinical and radiologic improvement of 
POPP has also been reported anecdotally in patients 
who were prescribed adalimumab, etanercept, 
cyclosporine and retinoids[5]

This case is presented due to the rare unilateral 
involvement of only the right great toe by POPP 
and also because such a case has probably not been 
reported earlier from this country. The unilateral 
involvement of great toe could be an early marker for 
development of psoriatic arthritis at a later stage.
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Palmar pits and 
epidermodysplasia verruciformis: 
A rare association

Sir,
Epidermodysplasia verruciformis (EV) is a rare 
autosomal recessive condition, characterized by 
genetic susceptibility to persistent, refractory 
cutaneous infections by specific human papilloma 
virus strains- called EV types. The clinical picture is 
quite polymorphic and is characterized by a variety 
of cutaneous lesions.[1] Palmar pitting is a unique 
dermatological finding; though it has been reported in 
healthy individuals too, it is often associated with few 
malignant and non-malignant conditions.[2] Our case 
of EV was unique in having bilateral palmar pitting. 
Till date, only one case of EV with palmar pitting has 
been documented in English literature.[3]

A 16-year-old boy, born of non-consanguineous 
marriage, presented with numerous asymptomatic 
hypopigmented macules, patches and plaques all 
over body for 10 - 12 years [Figure 1]. Lately, he 
started developing hyperpigmented papules and 
plaques for last 2 - 3 years and presented to us. He 
was not having any systemic symptoms, and no other 
family member was affected with similar condition. 
On  examination, multiple hypopigmented macules, 
patches and thin plaques were noted all over the body, 
relatively sparing lower limbs. Few hyperpigmented 
thin plaques, verrucous papules and plaques too 
were noted [Figure 2]. Palm was notable for multiple 
linear pits, distributed in a random fashion over 
both pressure bearing and non-pressure bearing 
areas [Figure 3]. Mucosa including genitalia was 

azhars
Rectangle

azhars
Rectangle

azhars
Rectangle



Letters to the Editor

Indian Journal of Dermatology, Venereology, and Leprology | July-August 2012 | Vol 78 | Issue 4502

spared. The clinical picture was consistent with the 
diagnosis of epidermodysplasia verruciformis (EV). 
Histopathology from verrucous lesion was consistent 
with the diagnosis of wart [Figure 4]. The finding of 
palmar pits in EV patients is extremely rare, and only 
one case has been reported in English literature so far.

Palmar pits have always fascinated dermatologists. 
Classically, it is found in Pitted keratolysis, 
Arsenical keratosis, Darier’s disease, Acrokeratosis 
verruciformis of Hopf, Reticulate acropigmentation 
of Kitamura, Nevoid basal cell carcinoma syndrome 
(Gorlin syndrome), Cowden syndrome, Basaloid 
follicular hamartoma (familial form), Generalized 
follicular hamartoma, Porokeratosis, Dupuytren’s 
contracture, Lichen nitidus, Lichen planus, Psoriasis, 

Porokeratotic eccrine ostial and dermal duct nevus 
(PEODDN), Keratosis punctata of palmar creases, 
Focal acral hyperkeratosis and Mal de Meleda type of 
palmoplantar keratoderma. Some rarer associations 
include Histoplasmosis,[4] Hailey Hailey disease,[5] 
Sarcoidosis,[6] and EV.[3] EV is believed to be caused 
by defect in specific cell mediated immunity, 
which makes affected persons susceptible to 
persistent cutaneous infection by specific human 
papilloma viruses (HPV). Such strains, called EV 
types, are rarely reported in immunocompetent 
patients. About two dozen EV-specific HPV types 
have been identified; a subset (mainly types 
5 and  8) is associated with skin cancers in EV 
patients. EV usually manifests in childhood with 
highly polymorphic widespread lesions, which is 

Figure 1: Multiple hypopigmented pityriasis versicolor-like lesions 
on back

Figure 2: Multiple hyperpigmented verruca plana-like lesions on 
dorsum of hand

Figure 3: Close up view of palmar pits Figure 4: Acanthosis and prominent koilocytes. (H and E, ×400)
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clinically characterized by combination of pityriasis 
versicolor (PV)-like hypopigmented lesions, verruca 
plana-like lesions and seborrhoeic keratosis-like 
verrucous plaques. These PV-like lesions, especially 
in sun exposed areas, have higher risk of developing 
squamous cell carcinoma (SCC). These SCC are 
usually multiple and locally invasive, but have low 
metastatic potential.[1] The authors do not exclude 
the possibility of chance association of EV and 
palmar pits; however, they believe that multiple 
examples of co-occurrence of two rare conditions 
must go beyond chance association. So far, two 
(including ours) such cases have been documented. 
The association will be further strengthened if more 
such cases are reported. 
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Scleredema adultorum of 
Buschke: With unusual 
manifestations in a young female

Sir,
Scleredema is a scleroderma like fibrosing disorder 
of the skin with no major morbidities, and systemic 
manifestations are rare in type 1 scleredema 
(adultorum of Buschke). We report a case of scleredema, 
presenting with dysphagia and hoarseness of voice 
resulting from esophageal dysmotility and vocal cord 
edema, respectively, both of which are uncommon 
manifestations. Though the benign nature of the disease 
is the rule in most cases, the systemic involvement has 
to be looked for and appropriately treated to prevent 
morbidity and mortality in scleredema adultorum of 
Buschke.

A 17-year-old girl was admitted with the history of 
progressive skin thickening, [Figure 1] involving the 
face, neck, thorax and abdomen over a period of 1 
month. Patient had sore throat and fever, 10 days 
prior to the onset of skin thickening, which subsided 
with antibiotics. She then developed hoarseness 
of voice and progressive dysphagia. There was no 
history of cough, dyspnea, nasal regurgitation or 
gastroesophageal reflux. Clinical examination showed 
thickened skin with induration in the face, neck, 
chest, back, arms and forearms. Skin was normal 
in fingers and toes. Cardiovascular, respiratory and 
central nervous system were clinically normal. No 
clinical evidence of proximal muscle weakness. With 
this clinical presentation, a provisional diagnosis 
of scleredema was made. Her complete blood count 
was normal with hemoglobin of 12.6 gm/dL total 
count of 5800 cells/cu.mm, differential count of 
polymorphs 63%, lymphocytes 35%, eosinophils 
2%, platelet count of 2,85,000/cu.mm and ESR of 48 
mm/hr. Throat swab culture yielded no growth. Anti-
streptolysin O titre was negative, CRP was negative 
and creatine kinase was 45 IU/L. Blood sugar fasting 
and postprandial was found to be 85 mg/dL and 116 
mg/dL, respectively. Liver and renal function test were 
within normal limits. Serum protein electrophoresis 
was normal. Electrocardiogram, echocardiogram, 
chest X-ray and HRCT of chest were normal. 
Anti nuclear antibodies, anti–topoisomerase-1, 
anticentromere antibodies and anti U 1 RNP were 
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