
926  © 2020 Indian Journal of Medical and Paediatric Oncology | Published by Wolters Kluwer - Medknow

Introduction
Bowen’s	 disease	 (BD)	 is	 a	 rare,	 progressive,	
intraepithelial	 carcinoma	 which	 was	 first	
described	 by	 John	 Bowen	 in	 1912.[1]	 The	
risk	 of	 development	 of	 invasive	 carcinoma	
is	 3%–5%	 in	 extragenital	 lesions	 and	 10%	
in	 genital	 lesions.[2]	 It	 commonly	 occurs	
over	 sun-exposed	 areas	 such	 as	 head	 and	
neck	 and	 lower	 limbs.	 Clinically,	 it	 presents	
as	 solitary	 well-demarcated	 erythematous	
plaques	 mimicking	 psoriasis,	 but	 multiple	
lesions	 have	 been	 reported	 in	 10%–20%	 of	
patients,	 especially	with	 arsenic	 exposure.[1,2]	
Uncommon	 clinical	 variants	 are	 verrucous,	
hyperkeratotic,	and	rarely	pigmented	variant.	
Generalised	lesions	all	over	the	body	without	
history	 of	 arsenic	 exposure	 and	 presentation	
on	unusual	sites	such	as	fingers	and	genitalia	
have	 rarely	 been	 described	 in	 the	 literature.	
Here,	we	 report	a	case	series	of	five	patients	
of	 BD	with	 atypical	morphologies	 over	 rare	
sites	within	1-year	period.

Case Report 
During	 the	 last	 year,	 we	 came	 across	
five	 cases	 of	 BD	 indicating	 its	 increased	
prevalence	 in	 the	 Indian	 population.	
Demographic	 details,	 duration	 of	 disease,	
occupational	 status,	 and	 sun	 exposure	
are	 discussed	 in	 Table	 1.	 There	 were	 no	
predisposing	 factors	 or	 history	 of	 arsenic	
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Abstract
Bowen’s	disease	(BD)	is	a	rare	premalignant	condition.	Classically,	 it	presents	as	a	well-demarcated	
erythematous	plaque.	Atypical	variants	in	terms	of	the	site	(genitals	and	back)	and	morphology	such	
as	verrucous,	hyperkeratotic,	atrophic,	and	pigmented	types	are	rarely	described	in	the	literature.	This	
is	 the	first	 case	 series	 of	 atypical	 presentation	of	BD.	We	herein	 report	five	 cases	 of	BD	diagnosed	
clinically	 and	 histopathologically,	 presenting	 with	 rare	 morphology	 over	 unusual	 sites.	 They	 were	
treated	 successfully	 with	 both	 medical	 and	 surgical	 modalities.	 BD	 can	 be	 a	 diagnostic	 challenge	
for	 a	 physicians	 as	 it	mimics	 common	 conditions	 such	 as	 psoriasis	 and	 eczema.	This	 case	 series	 is	
reported	 to	bring	awareness	 regarding	such	unusual	presentation	and	sites	of	BD	for	early	detection	
and	treatment	among	dermatologists,	thus	preventing	malignant	transformation.
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exposure	 in	 any	 of	 the	 cases.	 Among	 five	
cases,	 four	 cases	 presented	 with	 solitary	
lesions	 over	 the	 finger,	 back,	 inner	 aspect	
of	 the	 thigh,	 and	 glans	 penis.	 Only	 one	
case	 had	 multiple	 lesions	 with	 widespread	
distribution	 involving	 both	 photo-exposed	
and	 photo-covered	 parts.	 Similarly,	 two	
of	 these	 cases	 were	 having	 classical	
psoriasiform	 lesions	 and	 three	 cases	
presented	with	unusual	pigmented	variety.

On	 clinical	 examination,	 Cases	 1	 and	
2	 presented	 with	 a	 well-	 to	 ill-defined	
skin-colored	 to	 brownish	 plaque	 of	 size	
1.5	 cm	 ×	 1	 cm	 with	 surface	 crusting	 on	
the	 outer	 aspect	 of	 the	 fourth	 finger	 of	 the	
right	 hand	 [Figure	 1a]	 and	 well-defined	
erythematous	 plaque	 of	 size	 3	 cm	 ×	
2	 cm	 with	 pigmentation	 and	 crusting	 at	
periphery	 over	 the	 lower	 back	 [Figure	 1b],	
respectively.	 Similarly,	 Case	 3	 and	 Case	 4	
presented	 with	 hyperkeratotic	 pigmented	
plaques	 with	 erosions	 on	 center	 and	 a	
variable	 degree	 of	 erythema	 over	 the	 glans	
[Figure	 1c]	 and	 inner	 aspect	 of	 the	 right	
thigh	 [Figure	 1d],	 respectively.	 Case	 5	 had	
multiple	 hyperpigmented	 to	 erythematous	
plaques	 with	 scaling	 and	 crusting	 of	 size	
ranging	 from	 0.5	 cm	 ×	 2	 cm	 to	 4	 cm	 ×	 6	
cm	 widespread	 distribution	 [Figure	 2].	
Other	 systemic	 examinations	 revealed	 no	
abnormality.	 There	 was	 no	 palmoplantar	
keratoderma	 or	 nail	 abnormality,	 suggesting	
arsenic	 exposure.	 Routine	 investigations	
including	 complete	 blood	 count,	 liver	
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function	 test,	 renal	 function	 test,	 serology	 for	 hepatitis	 B,	
HIV,	 and	 hepatitis	 C	 were	 in	 normal	 limits	 in	 all	 cases.	
Histopathological	 examinations	 in	 common	 showed	 that	
the	 cells	were	 in	 complete	 architectural	 disarray,	 throughout	
the	 epidermis	 reflecting	 a	 “windblown”	 appearance	 with	
loss	 of	 polarity	 and	 few	 mitotic	 figures	 [Figure	 3a].	 The	
dyskeratotic	 cells	 were	 large	 and	 round	 with	 homogeneous	
strongly	 eosinophilic	 cytoplasm	 and	 hyperchromatic	 nuclei.	
The	basement	membrane	and	dermis	were	intact	[Figure	3b].

They	were	successfully	 treated	with	 topical	5%	imiquimod	
cream	 in	 three	 cases	 for	 12	 weeks,	 following	 which	 there	
was	 complete	 subsidence	 of	 lesion.	 Two	 cases	 initially	
treated	 with	 imiquimod	 but	 later	 subjected	 to	 elliptical	
excision	because	of	partial	improvement.

Discussion
BD	 is	 a	 form	 of	 intraepidermal	 squamous	 cell	 carcinoma 
in situ with	 a	 small	 potential	 of	 invasive	 malignancy.[1]	 It	
may	affect	both	skin	and/or	mucosa.	The	incidence	is	around	
1.42	 per	 1000	 population.[3]	BD	 is	 uncommon	 among	 type	
V	 Fitzpatrick	 skin	 people.[4,5]	 However,	 we	 have	 reported	
these	 five	 cases	 within	 1	 year,	 indicating	 their	 increased	
prevalence	among	Indian	skin.

It	can	occur	at	any	age	but	mostly	seen	in	the	elderly	having	
equal	 sex	 preponderance.	 It	 usually	 occurs	 as	 a	 solitary	

lesion	 over	 sun-exposed	 areas.[5]	Multiple	 lesions	 are	 seen	
in	 10%–20%	 of	 cases	 with	 history	 of	 arsenic	 exposure.	
Case	 5	 had	 multiple	 lesions	 over	 both	 uncovered	 and	
covered	areas	without	any	history	of	arsenic	exposure.[2]

The	 common	 sites	 for	 BD	 include	 the	 chronically	
photo-exposed	 sites	 such	 as	 head	 and	 neck	 and	
dorsum	 of	 hands	 and	 lower	 legs.[5,6]	 Its	 occurrence	
in	 photo-covered	 sites	 is	 rare.	 In	 our	 case	 series,	 all	
patients	 presented	 with	 lesions	 on	 unusual	 sites.	 Our	
first	 case	 has	 lesion	 over	 the	 finger,	 the	 second	 case	
over	 the	 back,	 and	 the	 third	 and	 fourth	 cases	 presented	
over	 the	 penis	 and	 thigh,	 respectively.	 To	 the	 best	 of	
the	 author’s	 knowledge,	 there	was	 only	 one	 case	 report	
of	 BD	 presenting	 over	 the	 finger	 by	 Singh	 et al.[1]	
Similarly,	 one	 case	 reported	 over	 the	 penis	 by	 Dandale	 
et al.[7]	All	 our	 cases	were	misdiagnosed	previously	 and	
presented	 late.

Clinically,	 BD	 presents	 as	 a	 solitary	 well-demarcated,	
erythematous,	 crusted,	 or	 scaly	 plaque.[1]	 This	 type	 of	
morphology	 may	 be	 commonly	 confused	 with	 psoriasis,	
nummular	 eczema,	 actinic	 keratosis,	 bowenoid	 papulosis,	
and	discoid	 lupus	erythematosus.	Other	uncommon	clinical	
variants	 include	 verrucous,	 hyperkeratotic,	 atrophic,	 and	
pigmented	 types.[1,8]	 Among	 them,	 the	 pigmented	 variant	
is	 still	 very	 rare	 with	 <2%	 incidence.[5,9,10]	 In	 the	 present	
series,	 two	 cases	 presented	 with	 solitary	 pigmented	
lesion	 and	 one	 case	 presented	 as	 widespread	 pigmented	
lesions.	As	 per	 the	 author’s	 knowledge,	 there	 is	 only	 one	
case	 report	 of	 widespread	 pigmented	 BD	 by	 Gahalaut	
et al.[2]	 Furthermore,	 we	 could	 not	 explain	 widespread	
distribution	 in	 our	 case	 which	 is	 usually	 described	 with	

Table 1: Demographic details of cases
Serial number Age (years) Sex Duration Occupation Sun exposure Arsenic exposure Prior HPV infection
Case	1 57 Female 1	year Housewife No No No
Case	2 65 Male 3	years Teacher No No No
Case	3 71 Male 6	months Farmer Yes No No
Case	4 38 Female 1	year Housewife No No No
Case	5 60 Male 8	months Farmer Yes No No
HPV:	Human	papillomavirus

Figure 2: Hyperpigmented to erythematous plaques with scaling over the 
trunk and extremities

Figure 1: (a) Erythematous plaque with pigmented border with crusting over 
the outer aspect of the fourth finger of the right hand. (b) Erythematous 
plaque with crusting over the lower back. (c) Hyperkeratotic pigmented 
plaque with erosion on center over the glans penis. (d) Hyperkeratotic 
pigmented plaque with ulceration on the inner aspect of the right thigh
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arsenic	 exposure.	 The	 occurrence	 of	 widespread	 lesions	
in	 an	 immunocompetent	 individual	 has	 not	 been	 reported	
previously.

BD	occurs	 on	 the	 skin	 damaged	 due	 to	 chronic	 ultraviolet	
radiation	exposure,	human	papillomavirus	infection,	arsenic	
exposure,	 previous	 radiation,	 immunosuppression,	 trauma,	
and	genetic	factors.[3]	However,	in	all	our	cases,	we	did	not	
find	any	predisposing	factor	to	be	correlated.

The	 diagnosis	 of	 BD	 is	 based	 on	 clinical	 suspicion	 and	
histopathology.	 Histological	 examination	 of	 BD	 reveals	
hyperkeratotic	 epidermis	 with	 a	 variable	 degree	 of	
parakeratosis.	 The	 cells	 throughout	 the	 epidermis	 lie	 in	
complete	 disorder	 resulting	 in	 a	 “windblown	 appearance”	
showing	 atypia	 with	 large	 hyperchromatic	 nuclei	 with	
intact	 basement	 membrane.[1]	 In	 all	 our	 cases,	 we	 found	
cellular	disarray	and	atypia	with	intact	basement	membrane,	
indicating	 that	 there	was	 no	 progression	 toward	 squamous	
cell	carcinoma.

Various	 treatment	 modalities	 used	 are	 topical	 imiquimod	
cream,	 topical	 5-fluorouracil	 cream,	 cryotherapy,	 surgical	
excision,	 curettage	 and	 electrocautery	 and	 photodynamic	
therapy,	 lasers,	 and	 topical	 diclofenac.[11]	 They	 were	
successfully	 treated	 with	 topical	 5%	 imiquimod	 cream	 in	
three	cases	and	surgical	excision	in	two	cases.

We	are	reporting	this	case	series	because:
•	 Previously	 only	 case	 reports	 have	 been	 described	 and	

this	is	the	first	case	series	of	BD
•	 Unusual	 presentations	 are	 less	 reported	 and	 easily	

misdiagnosed
•	 Our	 cases	 presented	 on	 unusual	 sites	 such	 as	 finger	

(second	 reported	 case),	 glans	 penis,	 and	 thigh	
(sun-protected	sites)

•	 There	 was	 no	 evidence	 of	 immunosuppression	 or	
arsenic	exposure	in	all	cases

•	 Multiple	 pigmented	 variety	 type	 of	 presentation	 in	
one	 case	 (only	 one	 such	 case	 was	 reported	 in	 the	
literature).

Hence,	 a	 high	 index	 of	 suspicion,	 supported	 by	
histopathology,	 is	 required	 to	 diagnose	 and	 treat	 this	
condition	 without	 delay,	 which	 in	 turn	 may	 reduce	 the	
morbidity	of	patients.
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Figure 3: (a) H and E stain, ×10 magnification showing architectural disarray 
of the epidermis. (b) H and E stain, ×40 magnification showing atypical 
keratinocytes and frequent mitosis
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