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Buschke-Lowenstein tumor (BLT) is a rare but impressive and aggressive entity and is mostly associated
with Human Papilloma Virus (HPV) 6 or 11 infection in immunocompromised patients. It stands out
because of the importance of the recurrences and the risk of progression to a malignant tumor. The first-line
treatment remains local radical surgery. Other treatments are controversial, including radiotherapy,
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non-immunocompromised woman, treated in a three-staged approach, starting with a radical excisional
surgery, followed by a delayed reconstruction and then radiotherapy.
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Introduction

Buschke-Lowenstein tumor, also known as giant condyloma
acuminatum, was first described in 1896, but was not considered as an
entity on its own before 1925 when it was named by A. Buschke and L.
Lowenstein [1]. This lesion consists of a pseudoepitheliomatous
proliferation belonging to the verrucous carcinomas group. It is usually
associated with a HPV 6 or 11 infection and occurs more frequently in
middle-age men or immuno-compromised individuals [2]. This tumor is
mostly located in the genital or peri-anal region. Typically, this
pathology causes bleeding, pain and appears as a voluminous mass in a
cauliflower-like shape [2]. Malign transformation has been reported up
to 50% of cases [2]. Recurrence is frequent as well, reaching up to 65%
of cases [3]. Metastases are rare [4]. The first line treatment is surgery,
considering that alternatives have not yet been proven efficient [5].

In this case report, we highlight an unusual presentation of this tumor in
an immunocompetent, elderly, female patient living in a developed
country.

Case Presentation

A 69-year-old patient presented to an academic Belgian hospital for
metrorrhagia that appeared the day before, recent pubalgia and persistent
malodorous vaginal discharge for one year. In her medical history, she
suffered from arterial hypertension treated with bisoprolol and
perindopril, and from an auricular fibrillation treated by rivaroxaban. In
her obstetrical history, she delivered four times vaginally, and stopped
her gynecological follow-up after being menopaused at the age of 50.
She is immunocompetent, and has been smoking for many years, but she
stopped and switched for the electrical cigarette two years ago.

On physical examination the patient presented with a 10 centimeter in
diameter bulging mass extending from the mons pubis to the superior
part of the labia majora (Figure 1). Nodes were palpated in both inguinal
regions. This mass was bleeding, malodorous and painful. The vagina,
urethral meatus and uterine cervix were macroscopically healthy,
whereas large peri-anal condylomas were observed. A bacterial smear
displayed the presence of a multi-sensitive Proteus Mirabilis, as well as
an Enterobacter Faecalis. A second sample revealed a multi-sensitive
Pseudomonas Aeruginosa as well. The cervical smear and endovaginal
sonogram were normal.
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Figure 1: Giant Buschke Lowenstein lesion developed from the anterior
part of the vulva (labia minor and Mons Venus). Condylomatous lesions
are found also in the peri - anal region.

The blood test revealed an important anemia (Hb 6.2g/dL) for which she
received two units of Red Blood Cells, and an inflammatory syndrome
(CRP 22 mg/L, WBC 15790 /mm?, PLT 598000/mm?). Serologies for
HIV, HBV, HCV, Syphilis and Chlamydia were negative. Punch
biopsies were performed and the pathologic sample was compatible with
a Buschke-Lowenstein tumor, even though a well differentiated invasive
verrucous epidermal carcinoma could not be excluded. No high-risk
HPV was found and none of the tested gene mutations were positive
(TP53, BRAF, NOTCHI...).

An oncological staging was carried out through a pelvic MRI showing a
97x76x72 mm vulvar mass invading the right labium major and both
labia minora. There was no extension to the perineum, whereas four right
inguinal nodes (with a maximal dimension of 15 mm in diameter) and
three left inguinal nodes (maximum of 13 mm) were identified. Due to
mild hepatic enzyme abnormalities, an hepato-biliary ultrasound was
performed showing a hyperechogenic focal lesion, compatible with a
hepatic hemangioma as seen on the MRI. The brain tomodensitometry
did not indicate any cerebral metastasis. A PET-CT showed nodes in the
inguinal regions and right external iliac area, without any further
extension, resulting in a cT1bN2bMO stage tumor.

B .

Figure 2: The inferior part of the resection (peri-urethral) is closed while
the major part of the dissection is left opened for granulation and
sterilization.

After a multidisciplinary oncological discussion, it was decided to
perform a radical surgery, in collaboration with the plastic surgeons. The
surgery consisted of a resection of the vulvar tumor and peri-anal
condylomas, as well as a bilateral inguino-femoral lymphadenectomy.
The inferior part of the wound was closed, whereas the major superior
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part was left opened in order to be reconstructed in a secondary
procedure (Figure 2). During the post-operative stay, the local wound
care consisted in wet-to-dry dressings, changed twice a day. This wound
management was combined to an intravenous antibioprophylaxy
(Cefazolin 2gr 3 times a day for seven days) led to an appropriate
sterilization of the wound bed, with optimal granulation tissue.

Due to the removal of lymphatic nodes, the patient encountered a left
inguinal lymphocele which was drained three times. The pathology
reported a well differentiated invasive verrucous epidermal carcinoma,
originating from a giant condyloma acuminatum/Buschke-L&wenstein
tumor. The deep borders were clear, but the tumor was focally invading
the lateral margins. The inguinal nodes were free of invasive cells,
implying a pT1bNOMO stage. The multidisciplinary tumor board
recommended adjuvant irradiation after reconstruction in clear margins
by the plastic surgery team.

Surgical reconstruction technique

Fifteen days after the first surgical excision, the patient was re-admitted
in the operating theatre. All margins were resected to ensure disease-free
margins. An abdominal pedicled advancement flap was performed,
taking advantage of the abdominal skin excess of this 69-year-old
patient, and reducing classical flaps donor sites morbidities for bilateral
vulvar defects options (as DIEP flap or ALT flap). The lymphocele’s
capsula was also entirely removed (Figure 3). The pathology of the
lateral margins was free of tumor and the patient went home nine days
after the reconstruction.

Figure 3: The edges of the wound are resected to ensure clear margins
and an abdominal advancement flap closes the defect.

Discussion

Most of the literature on Buschke-Loéwenstein Tumor (BLT) is
composed of case reports, whereas only few studies were conducted
without resulting in any clear guidelines. This pathology is a rare
sexually transmitted disease, usually localized in the anogenital region.
It is principally associated with an infection by papillomavirus [2, 6].
The tumor is mostly found in immunocompromised patients, suffering
for example from HIV infection [2]. Surprisingly, our patient is immune-
competent, thus standing out of the standards of a typical BLT
presentation. Another factor frequently associated with the disease is
smoking and our patient has a past history of smoking [2].

This kind of tumor is benign but locally aggressive, with a large capacity
of infiltration and displacement of adjacent tissues [6-8]. Almost 50% of
these tumors undergo malignant transformations, with an invasive
squamous cell carcinoma component [2, 6]. The pathologic report after
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radical resection indicates a well-differentiated invasive squamous cell
carcinoma of the wart type, originating from a BLT. Kridis et al. showed
that the BLT differentiates into a squamous cell carcinoma by effraction
of the basement membrane [8]. MRI and Pet-CT suspected loco-regional
lymph node involvement. However, the histological results after
resection were negative. Zhang and al., report four patients who also had
lymph node resection during surgery, but none of them showed nodal
metastasis [2]. Radical surgical resection of the tumor is the most
common treatment and is associated with a good prognosis [2].

In this case, the multidisciplinary team decided to delay closure. This
allowed to have the complete histological results of the tumor and its
extension to the margins. Indeed, after surgical resection in our patient,
the tumor was focally tangent to the lateral margins. In the study of
Zhang and et al., 55,3% of the margins were positive after excision [2].
This is important to highlight because the delayed closure allowed the
plastic surgeons to control the margins before closing the defect of tissue
[2]. Furthermore, before any reconstruction, keeping the operating site
wide opened allowed to sterilize it with daily local care. As described by
Auviki et al. collaboration between gynaecologists and plastic surgeons
for large vulvar defects improves tumor margin outcomes [9].

A simple reconstruction technique, covering the defect with well-
vascularized tissue from the abdominal wall was performed. The patient
could then go back to daily activities in a short postoperative period and
receive the adjuvant radiotherapy. There is no consensus about other
treatments, such as chemotherapy, radiotherapy and immunotherapy,
neither if the treatment is better as neo-adjuvant or adjuvant [2]. In this
case, the multidisciplinary team decided to add radiotherapy as adjuvant
treatment because of the size of the tumor (10 cm), the invasion of the
basal membrane (3 mm) and the increased size of the inguinal nodes.

The use of radiotherapy is controversial as verrucous condyloma may
transform into poorly differentiated carcinoma and because it is also a
risk factor for secondary dehiscence [4, 10]. For anorectal BLT, two case
reports showed that neo-adjuvant therapy, respectively by chemo-
radiation therapy or radiotherapy allowed a loco-regional control of the
disease, thus avoiding colostomy [11, 12]. In the case report of Grodner
and et al., the lesions were improved only by retroviral therapy in a HIV
infected patient [13]. More studies are needed to better understand how
to manage each case. The recurrence rate varied between 23,7% (median
follow-up twenty-three months) and 66% [2, 6]. This probably depends
on the time of follow-up. According the study of Chu and et al., the
median time between surgery and the first recurrence is ten months [6].

Conclusion

BLT is a rare disease but locally destructive, that needs an optimal
management. Surgical resection is considered as the gold standard and
can include in our experience a delayed closure to ensure tumor free
margins as well as a non-microbial contaminated wound before closing,
sterilizing thus the operating site. Radiotherapy is one of the alternative
treatments which was chosen as adjuvant therapy in our case.
Effectiveness remains controversial in the literature, probably because
of the lack of evidence-based guidelines. Collaboration between medical
specialties and teamwork is essential. Larger studies are needed to
determine which of the neoadjuvant or adjuvant treatments are the more
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efficient, and to study the long-term outcomes of the Buschke-
Léwenstein Tumor.
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Abbreviations

ALT flap: anteroLateral Thight flap

Cm: Centimeters

CRP: C-Reactive Protein

CT-scan: Computed Tomography-scan

DIEP flap: Deep Inferior Epigastric perforating flap
Gr: Gram

Hb: Haemoglobin

HBV: Hepatitis B Virus

HCV: Hepatitis C Virus

HIV: Human Immunodeficiency Virus

Mm: Millimeters

MRI: Magnetic Resonance Imaging

PET-CT: Positron emission tomography—computed tomography
PLT: Platelets

WBC: White Blood Cells
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