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This report demonstrates two cases of Rubinstein-Taybi 
syndrome with their unique dermatological 
features. Though keloids have been reported before, 
further evidence is required to confirm if vitiligo 
and dermatoglyphic findings seen in our patients 
are regularly associated with the syndrome. The 
report also favors an autosomal recessive mode of 
inheritance, which has rarely been reported for the 
syndrome, and encourages further genetic studies to 
substantiate this finding.

Shuchi Bansal, Vineet Relhan, Vijay K. GargShuchi Bansal, Vineet Relhan, Vijay K. Garg
Department of Dermatology, Maulana Azad Medical College and 

Lok Nayak Hospital, New Delhi, India

Address for correspondence:Address for correspondence:  Dr. Vineet Relhan,
35-F, Sector-7, SFS Flats, Jasola Vihar - 110 025, 

New Delhi, India. 
E-mail: vineetrelhan@gmail.com

REFERENCESREFERENCES

1. Stevens CA, Carey JC, Blackburn BL. Rubinstein-Taybi 
syndrome: A natural history study. Am J Med Genet 
Suppl 1990;6:30-7.

2. Hsiung SH. Rubinste in-Taybi syndrome (broad thumb-hallux 
syndrome). Dermatol Online J 2004;10:2.

3. Bartsch O, Schmidt S, Richter M, Morlot S, Seemanová E, 
Wiebe G, et al. DNA sequencing of CREBBP demonstrates 
mutations in 56% of patients with Rubinstein-Taybi 
syndrome (RSTS) and in another patient with incomplete 
RSTS. Hum Genet 2005;117:485-93.

4. Hennekam RC, Lommen EJ, Strengers JL, Van Spijker HG, 
Jansen-Kokx TM. Rubinstein-Taybi syndrome in a mother and 
son. Eur J Pediatr 1989;148:439-41.

5. Kurwa AR. Rubinstein-Taybi syndrome and spontaneous 
keloids. Clin Exp Dermatol 1979;4:251-4.

6. Cambiaghi S, Ermacora E, Brusasco A, Canzi L, Caputo R. 
Multiple pilomatricomas in Rubinstein-Taybi syndrome: A case 
report. Pediatr Dermatol 1994;11:21-5.

7. Kamath BM, Loomes KM, Oakey RJ, Krantz ID. Supernumerary 
digital flexion creases: An additional clinical manifestation of 
Alagille syndrome. Am J Med Genet 2002;112:171-5.

Access this article online

Quick Response Code: Website: 
www.ijdvl.com

DOI: 
10.4103/0378-6323.116751 

PMID:
*****

Familial Bowen’s diseaseFamilial Bowen’s disease

Sir,
Bowen’s disease has its highest incidence in the 
older age groups, while it rarely occurs in younger 

patients. We report a case of a pair of father and 
daughter suffering from Bowen’s disease. A   genetic 
basis for Bowen’s disease should be considered and 
investigated.

A 21-year-old Chinese woman presented to our 
department in 2007 with papules and plaques on 
trunk and limbs for more than 10 years. The patient 
first presented with an asymptomatic plaque about the 
size of a coin at the age of 10. The number of lesions 
gradually increased before generalizing rapidly during 
her pregnancy in 2004. The patient denied a history of 
exposure to radiation and immunosuppressive therapy. 
The patient lived in Jianshui County in Yunnan, China, 
where arsenic pollution is not significantly present. 
The physical examination revealed brownish, scaling 
patches and plaques [Figure 1a]. Cutaneous signs of 
arsenism,[1] including hyperkeratosis of the palms 
and soles and cutaneous hyperpigmentation with 
“raindrop” depigmentation, were absent. There was also 
no peripheral lymphadenopathy. Routine laboratory 
examinations were within normal limits. The biopsy of 
the lesions over the back and abdomen both revealed 
epidermal thickening with hyperkeratosis, dyskeratosis, 
loss of polarity, cellular derangement with atypia and 
many mitoses, along with variable degrees of acanthosis 
and chronic inflammatory infiltrates in the upper 
dermis [Figure 1b]. The immunohistochemical stains 
for human papillomavirus   (HPV) types 16 and 18 were 
negative [Figure 1c]. Electron microscopy examination 
revealed intercellular inflammatory infiltrates in the 
epidermis with mild edema. The basement membrane 
was intact with the absence of viral particles [Figure 1d].

The father of the patient (mentioned in the first case) 
complained of an asymptomatic salmon-red plaque 
on his left upper arm for 3 years. He is a farmer by 
occupation and both patients denied the pre-existence 
of freckles/tendency to sunburn. Physical examination 
revealed an erythematous, dome-shaped plaque with 
crusting on his left upper arm [Figure 2a]. Laboratory 
examinations were normal. The biopsy of the lesions 
revealed the same results as the first case [Figure 2b]. The 
immunohistochemical staining for HPV type 16 and 18 
and electron microscopy examination also revealed the 
same results as the first case [Figure 2c].

The exact cause of Bowen’s disease remains unclear, 
although arsenic poisoning, sun exposure, and HPV 
infection are likely to be responsible for it. The 
incidence of Bowen’s disease in the Chinese population 
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