/;
e-ISSN 3050-8460

' Journal of

Dermatology ATHENAEUM
Al
Research SCIENTIFIC PUBLISHERS
JOURNAL OF _—
DERMATOLOGY
RESEARCH
Case Report

Punctate Palmoplantar Keratoderma: Case Report

M Khalidi*, H Kerrouche!, Y Zemez!, M Amraouil, J Azhari!, T Hanafi!, R Frikh?, N Hjira!
Dermatology-Venerology Department, Mohammed V Military Hospital of Instruction, Rabat, Morroco

*Correspondence author: Meryem Khalidi, Dermatology-Venerology Department, Mohammed V Military Hospital of Instruction, Rabat, Morroco;

Citation: Khalidi M, et al. Punctate
Palmoplantar Keratoderma: Case
Report. ]  Dermatol  Res.
2025;6(2):1-3.
https://doi.org/10.46889/[DR.2025
6211

Received Date: 24-06-2025
Accepted Date: 10-07-2025
Published Date: 17-07-2025

Copyright: © 2025 by the authors.
Submitted for possible open access
publication under the terms and

conditions of the Creative
Commons Attribution (CCBY)
license

(https://creativecommons.org/li
censes/by/4.0/).

Email: drkhalidimeryem@gmail.com

Abstract

Punctate Palmoplantar Keratoderma Type 1 (PPKP1) is a rare genetic disorder characterized by
autosomal dominant inheritance, manifesting as punctate keratotic papules on the skin of the
palms and soles. This report discusses a new case of this condition to underscore the rarity of this
dermatosis. Recent research has identified mutations in the AAGAB gene as the cause of PPKP1,
explaining its familial patterns. Treatment typically includes surgical excision of hyperkeratotic
papules, supplemented by low-dose oral retinoids and topical applications of urea and salicylic
acid to reduce symptom recurrence.
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Introduction

Punctate Palmoplantar Keratoderma Type 1 (PPKP1) is an infrequent keratinization disorder
characterized by the formation of punctate keratotic papules on the palmoplantar skin. These
lesions can vary in size and may merge, particularly at pressure points such as the soles, leading
to discomfort. The disorder follows an autosomal dominant inheritance pattern. This report
introduces a new case of the condition.

Case Report

The patient, a 33-year-old male with an unremarkable medical history, presented to our
dermatology clinic with painful hyperkeratotic papules affecting both palmoplantar areas, which
he has endured since childhood. This condition has notably impacted his cosmetic appearance

and caused discomfort during prolonged shoe-wearing. He indicated that his brother began experiencing similar symptoms at
the age of four and that he have had genetic testing for AAGAB mutations and it was positive. Skin biopsy of the papules have
noticed hyperkeratosis, hypergranulosis, acanthosis and coronoid lamella-like structure lacking the dyskeratotic and vacuolar
that we can find in porokeratosis. The genetic testing for heterozygous mutations of AAGAB have been done in our genetic
department and they confimed the diagnosis of PPKP1 in our case. Treatment involved manual removal of the lesions and the
application of a 20% urea cream to prevent the recurrence of painful hyperkeratosis (Fig. 1).
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Figure 1: (A-C): Punctate palmoplantar keratoderma.

Discussion

Punctate Palmoplantar Keratoderma Type 1 (PPKP1) is a rare autosomal dominant keratinization disorder, occurring in about
1.17 per 100,000 individuals [1]. Clinical presentation typically occurs between the ages of 12 and 30, featuring multiple
asymptomatic punctate hyperkeratotic papules on the palms and soles [2]. Hyperhidrosis is absent. Nail changes may include

longitudinal ridging, notching, trachyonychia, onychoschizia and onychorrhexis. Associations with conditions such as
ankylosing spondylitis, spastic paralysis, sebaceous hyperplasia and various malignancies have been noted [4-7]. Recent studies
have linked loss-of-function mutations in the AAGAB gene to PPKP1, with one case also implicating the COL14A1 gene,
associated with loci on chromosomes 8q24.13-8q24.21 and 15q22-15q24 [3]. Histopathological evaluations reveal a hyperkeratotic
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epidermis without columns of parakeratosis or elastorrhexis. Electron microscopy has shown enlarged nucleoli and numerous
tonofilaments in basal epidermal cells, with keratohyalin-like granules in the upper stratum spinosum [4]. Despite identifying
the genetic underpinnings of PPKP1, targeted therapeutic approaches to address its pathogenesis remain elusive. Treatment
options include moisturizing creams, keratolytics (such as salicylic acid, lactic acid and urea), topical retinoids, calcipotriene,
topical 5-fluorouracil and oral retinoids, while surgical interventions encompass cryosurgery, mechanical debridement and
excision. Topical keratolytic treatments have shown limited efficacy, whereas systemic retinoids are currently viewed as the most
promising treatment for PPKP1 [5]. Patients diagnosed with PPKP1 and their relatives should undergo screening for potential
associated malignancies [6]. The connection between PPKP1 and malignancy is not firmly established but some studies have
reported associations between PPPK1 and certain cancers, particularly those of the gastrointestinal tract [8].

Conclusion

Punctate palmoplantar keratoderma is an uncommon genetic dermatosis characterized by painful hyperkeratotic papules that
can significantly diminish quality of life. Genetic findings have identified mutations in the AAGAB and COL14A1 genes,
contributing to our understanding of the condition's pathophysiology. Our patient demonstrated improvement with manual
paring and 20% urea cream; however, the recurrence of symptoms upon treatment cessation profoundly affects patients. There
is an urgent need for continued research, especially focused on treatment strategies, to improve outcomes for those affected.

Conflicts of Interest
The authors declare no conflict of interest in this paper.

Funding
There was no funding for this work.

References

1. Pai VV, Kikkeri NN, Athanikar SB, Sori T, Rao R. Type I punctate palmoplantar keratoderma (Buschke-Fischer-Brauer disease) in a family:
A report of two cases. Foot. 2012;22:240-2.

2. Stanimirovi¢ A, Kansky A, Basta-Juzbasi¢ A, Skerlev M, Beck T. Hereditary palmoplantar keratoderma, type papulosa, in Croatia. ] Am
Acad Dermatol. 1993;29:435-7.

3. GaoM, YangS, LiM, Yan KL, Jiang YX, Cui Y, et al. Refined localization of a punctate palmoplantar keratoderma gene to a 5.06-cM region
at 15q22.2-15q22.31. Br ] Dermatol. 2005;152:874-8.

4. Ogztas P, Alli N, Polat M, Dagdelen S, Ustiin H, Artiiz F, et al. Punctate palmoplantar keratoderma (Brauer-Buschke-Fischer syndrome).
Am ] Clin Dermatol. 2007;8(2):113-6.

5. Mittal RR, Jha A. Hereditary punctate palmoplantar keratoderma: A clinical study. Indian ] Dermatol Venereol Leprol. 2003;69:90-1.

6. Zamiri M, Wilson NJ, Mackenzie A, Sobey G, Leitch C, Smith FJD. Painful punctate palmoplantar keratoderma due to heterozygous
mutations in AAGAB. Br ] Dermatol. 2019;180(5):1250-1.

7. Dev T, Mahajan VK, Sethuraman G. Hereditary palmoplantar keratoderma: A practical approach to the diagnosis. Indian Dermatol Online
J. 2019;10(4):365-79.

8. Gram SB, Bjerrelund J, Jelsig AM, Bygum A, Leboeuf-Yde C, Ousager LB. Is punctate palmoplantar keratoderma type 1 associated with
malignancy? A systematic review of the literature. Orphanet ] Rare Dis. 2023;18:290.

z& ATHENAEUM
Journal of Dermatology Research SCIENTIFIC PUBLISHERS

Publish your work in this journal

Journal of Dermatology Research is an international, peer-reviewed, open access journal publishing original research, reports, editorials, reviews and
commentaries. All aspects of dermatological health maintenance, preventative measures and disease treatment interventions are addressed within the
journal. Dermatologists and other researchers are invited to submit their work in the journal. The manuscript submission system is online and journal
follows a fair peer-review practices.

Submit your manuscript here: https://athenaeumpub.com/submit-manuscript/

https://doi.org/10.46889/JDR.2025.6211 https://athenaeumpub.com/journal-of-dermatology-research/


https://doi.org/10.46889/JDR.2025.6211
https://athenaeumpub.com/journal-of-dermatology-research/
https://athenaeumpub.com/journal-of-dermatology-research/
https://athenaeumpub.com/journal-of-dermatology-research/
https://athenaeumpub.com/submit-manuscript/

