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Summary Giant extragenital forms of Morbus Bowen 
are extremely rare. The already described cases in the 
word literature are most commonly with periungual 
localization, as well as located on the foot and neck area. 
The clinical manifestation is presented most commonly 
by non-specific erythematous to erythematous-squa-
mous plaques or papules, which is confusing to the cli-
nician. From the pathogenic point of view, it is impor-
tant to be confirmed or rejected the presence of human 
papilloma viruses (HPVs) in each case of affected patient, 
as this information is mandatory in respect to the ade-
quate selection of the subsequent regimen. If HPVs are 
detected, systemic antiviral therapy could be initiated to 
reduce the size of the lesions before subsequent surgical 
eradication. A postoperative prevention through vacci-
nation could be also considered additionally. In cases of 
HPV-negative giant extragenital forms of Morbus Bowen 

(as in the described patient), the focus should be on local 
immunomodulation by substances such as imiquimod, 
which reduce the size of the lesions, thereby creating 
optimal opportunities for their future surgical eradica-
tion. Other possible options described in the literature 
include topical application of 5-fluorouracil, photody-
namic therapy, cryotherapy, and laser therapy (carbon 
dioxide laser). The choice of the most appropriate regi-
men should have been an individual decision of the cli-
nician, considering also the location and the extent of the 
lesion.
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Extragenitaler Riesentumor eines Morbus Bowen

Zusammenfassung Extragenitale Formen eines Riesen-
tumors des Morbus Bowen werden extrem selten 
diagnostiziert. Die bisher in der wissenschaftlichen 
Literatur beschriebenen Fälle betreffen im Allgemeinen 
den periungualen Bereich bzw. sind auch am Fuß und im 
Nacken lokalisiert. Das klinische Bild mit erythematösen 
bis erythro-squamösen Plaques oder Papeln ist meist 
unspezifisch und leitet den ärztlichen Untersucher oft 
fehl. Aus pathogenetischer Sicht erscheint es bedeut-
sam zu klären, ob humane Papillomaviren (HPV) nach-
weisbar sind oder nicht. Daraus resultiert letztlich die 
Entscheidung für das entsprechende therapeutische 
Vorgehen. Falls HPV nachweisbar sind, sollte zunächst 
eine systemische antivirale Behandlung initiiert werden, 
mit dem Ziel, die Größe der Läsion zu reduzieren, 
bevor im Nachhinein eine chirurgische Eradikation 
erfolgt. Zusätzlich kann auch eine postoperative Prä-
vention mittels Vakzinierung erwogen werden. Bei HPV-
negativen extragenitalen Riesentumoren eines Morbus 
Bowen (so wie beim hier beschriebenen Patienten) sollte 
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der Fokus der Behandlung auf der topischen Immun-
modulation mit Substanzen wie Imiquimod liegen. Diese 
reduzieren die Tumorgröße mit dem Ziel, im Nachhinein 
bessere Möglichkeiten der chirurgischen Therapie zu 
erreichen. Weitere Therapieoptionen, die in der Literatur 
beschrieben wurden, schließen die topische Applikation 
von 5-Fluorouracil, die photodynamische Therapie, 
Kryotherapie und Laser (CO2-Laser) ein. Die Wahl der 
erfolgreichsten Therapieoption ist eine individuelle 
ärztliche Entscheidung, die von der Lokalisation, dem 
Umfang und der Größe des Tumors abhängt.

Schlüsselwörter Chirurgisches Vorgehen · Imiquimod · 
HPV · Bowen · Konservativer Therapieansatz

Introduction

First described by the American dermatologist John 
T. Bowen in 1912, Bowen’s disease (BD) is a squamous 
cell carcinoma (SCC) in situ with the potential for sig-
nificant lateral spread. The larger lesions can reach 
several centimeters in diameter [1]. BD could be seen 
as a form of intra-epidermal carcinoma, a malignant 
tumor of keratinocytes that may ultimately at anytime 
progress to an invasive SCC [1]. Patients often present 
with an asymptomatic, slowly enlarging, erythematous, 
well-demarcated scaly patch or plaque with genital or 
extragenital location [1]. Early skin changes may overlap 
with clinical features seen in many other dermatologi-
cal diseases, such as tinea corporis, nummular eczema, 
seborrheic keratosis, Paget disease, superficial basal cell 
carcinoma, actinic keratosis, and psoriasis [1]. The clas-
sic clinical manifestation is the occurrence of a steroid 
non-responsive dermatosis with long-lasting history, as 
in our patient.

Case report section

We present a case of a 56-year-old male patient, who was 
consulted on an occasion of discomfort, burning and 
itching, localized on the skin above his right flank, with 
duration of the complains more than 15  years. Accord-
ing to the historical data, the lesion was 1–2 cm initially 
and gradually increased its size in the circumferential 
direction over the years (Fig.  1a, b). Within the clini-
cal examination, an erythematous squamous plaque, 
26/22 cm in size, was established, clearly distinguished 
from the surrounded healthy tissue, with fine desquama-
tion on part of it and presence of pale pink atrophic areas 
with decreased sensitivity to touch where skin elasticity 
was lost due to the plaque-like growth form (Fig. 1a, b). 
Differential diagnoses such as tinea corporis, leprosy, 
extragenital form of Paget’s disease, psoriasis vulgaris, 
verrucous sarcoidosis, and eczematous form of Morphea 
with secondary cancerization, as well as in situ SCC and 
extragenital form of bowenoid papulosis were rejected, 
based on the conducted serologic, histologic, immuno-

histochemistry, microbiologic, and mycological exami-
nations. The histopathology verification established 
evidence of extragenital giant form of BD (Fig. 2a–d). A 
local therapy with imiquimod was initiated, which ini-
tially reduce the size of the lesion, but was subsequently 
discontinued, as a result from non-appearance of the 
patient in dermatological department for further thera-
peutic follow-up.

Discussion

Giant forms of BD are extremely rare [2]. The etiology 
of BD is most likely multifactorial [3]. The mature age 
of occurance and sun-exposed body distribution of BD 
suggests the importance of chronic sun damage as a fac-
tor in the carcinogenesis of the disease [4]. The literature 
data support also an association between BD and arse-
nic exposure [5]. Other possible causes include genetic 
factors, trauma, other chemical carcinogens, and X-ray 
radiation [1].

The data on the role of human papilloma viruses 
(HPVs) in the pathogenesis of epithelial tumors and espe-
cially in Morbus Bowen is rather inconsistent [2]. Detec-
tion of HPV types 33 and 56 in extragenital BD involving 
the sole has been already reported in the literature [1]. 
According to other data of extragenital forms of Morbus 
Bowen, another or different types of HPVs could also be 
identified in the lessional tissue [2, 3]. However, the ques-
tion whether this HPV-infection is the main cause for 
the occurrence of this precancerosis or it is presented as 
concomitant superinfection within an already occurred 
primary resistance loco minoris, remains controversial.

At the current moment, as far as our knowledge, the 
presented case is one of the first described literature in 
the patients who were clinically and histologically diag-
nosed as giant extragenital, HPV-negative form of BD.

Cryosurgery, photodynamic therapy, surgical 
approach, and conservative options such as topical 
application of 5-fuorouracil (5-FU) and imiquimod seem 
to be beneficial in different patient groups, depending on 
the location and the size of the lesions. Photodynamic 
therapy is an effective treatment for BD in terms of both 
clinical remission and cosmetic results, with good toler-
ance and minimal adverse effects [6]. Imiquimod seems 
to be a promising treatment option regarding the data on 
different patient collectives [7, 8].

Overall, there has been a few good quality research 
on treatments for BD [9]. There is also a limited evidence 
from single studies suggesting Methyl aminolaevu-
linate photodynamic therapy (MAL-PDT) as an effective 
treatment [9]. Significantly more lesions were cleared 
by MAL-PDT compared with cryotherapy for example, 
while no significant difference in the clearance was seen 
when MAL-PDT as compared with 5-FU [9]. Only one 
study found a significant difference in clearance in favor 
of ALA-PDT, compared with 5-FU [9]. No significant dif-
ference in clearance was observed when cryotherapy was 
compared with 5-FU [9].
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According to some literature data, the application 
regimen of imiquimod varies from three times weekly 
up to twice daily, and treatment duration ranges from 
8 to 24  weeks [10]. Patient with genital (but also extra-
genital) lesions could gain an important reduction in 
size and infiltration, which enabled surgical removal of 
the remaining lesion with good functional and cosmetic 
result [10]. Our results suggest that topical imiquimod 
5 % is an effective treatment for BD through its viral (in 
case of HPV-detected viruses) and antitumor effects [10].
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Fig. 1 a, b Sharply demar-
cated plaques on the right 
flank with 28/22-cm size. HE, 
10 × 100

 

Fig. 2 a Akantosis, hyper- and 
parakeratosis. Dismaturation 
in the entire epidermis, reac-
tive inflammatory reaction in 
the dermis. 10 × 10, HE;  
b Cellular atypia, dyskeratosis, 
multiple mitosis. HE, 10 × 40; 
c Atypical keratinocytes, 
dyskeratosis, and no signs of 
maturation. HE 10 × 20; d Pag-
etoid cells in the epidermis
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