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Abstract

Palmoplantar keratodermas (PPK) are heterogenous group of disorders characterized by epidermal
hyperkeratosis involving the palms and the soles. Clinically, PPK present in diffuse, focal or punctate
forms. A single case report of unilateral diffuse PPK is present in literature. We are reporting a 19 years
old female patient of unilateral diffuse PPK present since childhood, with no systemic abnormalities or

associated keratinization disorders.
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Introduction

Hereditary palmoplantar keratodermas (PPK)
comprise a clinically and  genetically
heterogeneous group of disorders characterized by
impaired epidermal differentiation leading to
marked palmoplantar hyperkeratosis. Clasically,
keratodermas have been classified as hereditary or
acquired forms. Inherited forms are further
grouped as syndromic or non-syndromic PPKSs.
Based on clinical picture, PPK can be diffuse,
focal or punctate in appearance'”. The epidermal
thickening manifests bilaterally usually involving
both palms and, or soles. The presentation in
unilateral palm or sole has rarely been reported in
five cases of striate or linear PPK and only a
single case report of diffuse form. We are
reporting this case of unilateral diffuse PPK due to

rarity and as the second case of unilateral diffuse
PPK.

Case Report

A 19 vyears old female, presented to the
dermatology OPD with diffuse thickening,
yellowish discoloration of her right sole since
childhood (Figure 1). Presently, she was
complaining of pain due to fissuring on the sole
and discomfort on walking. There was no history
of similar lesions or complaints in the family
members and was born of a non- consanguineous
marriage. On examination, there was a thick
yellow-colored plaque of size 10 x 7 cm
approximately, with superficial and deep fissures
covering the distal half of the right sole, more
prominent on the great toe. It was non-
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transgradient PPK limited to plantar aspect only.
No similar lesions were observed on other parts of
the body. The palms and left sole showed no
hyperkeratosis. Histopathological examination of
the skin biopsy specimen demonstrated marked
hyperkeratosis. There were no abnormalities of
the hair, nails, mucosa and no associated disorders
of keratinization. There were no systemic
symptoms or signs pertaining to syndromic forms
of PPK. The patient was finally diagnosed as a
case of unilateral diffuse plantar keratoderma.
There was no history of any preceding trauma or
inflammatory lesions.

Figure 1: Unilateral plantar keratoderma seen on
the plantar surface of right sole.

Discussion

Palmoplantar  keratodermas (PPKs) are a
heterogeneous  group  of  genodermatoses
characterized by epidermal thickening of the
palms and soles. The hyperkeratosis may be
restricted to palms and soles, or be associated with
generalized disorders of keratinization or systemic
abnormalities in the syndromic forms. The exact
etiology of PPKs is not known. Autosomal
recessive,  autosomal  dominant,  X-linked
inheritance and acquired forms have been
described in literature®.

Clinically, diffuse, focal, and punctate forms of

PPK have been described. But since the past two
decades, increasing defects are being studied by
molecular genetic analysis allowing classification
of PPK thereof, based on the defects in keratins,
loricrin, desmosomes, connexins and cathepsins.
In our patient, clinical examination and history
lead to diagnosis and genetic studies could not be
done due to non-availability.

Hereditary PPKs generally manifest bilaterally.
However, very few authors have reported
unilateral PPK. Sharma et al® reported PPK in
right palm and sole, Karabacack et al in left
palm and sole, Ozkaya et al® in right palm, Arif
et al® in right sole. Kiatsurayanon et al®
observed PPK in right sole. However, all these
patients had punctate epidermal hyperkeratosis. It
was Okan et al®, who reported unilateral
involvement of sole in diffuse form of PPK in
2014. Our patient is the second case of diffuse
palmoplantar keratoderma manifesting
unilaterally, to the best of our knowledge. It has
been proposed that genetic mosaicism accounts
for the unilateral nature of the lesions in inherited
disorders, which otherwise manifests bilaterally.
Treatment of keratodermas is generally
symptomatic including saltwater soaks, paring,
topical keratolytics to specific therapies such as
systemic retinoids, psoralens and ultraviolet A
(PUVA) and re-PUVA. When symptomatic
therapy does not work, reconstructive surgery may
be done with total excision of the hyperkeratotic
skin followed by grafting®.

Conclusion

Palmoplantar keratodermas manifest as bilateral
epidermal thickening of palms and soles.
Unilateral involvement of otherwise bilateral PPK
has been reported very rarely. We are reporting
the second case of unilateral plantar keratoderma
due to rarity of its occurrence.
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