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Introduction

Giant condyloma acuminata, or Buschke-Lowenstein tumor, is a rare
and challenging sexually transmitted disease caused by HPYV,
particularly serotypes 6 and 11 'l. This condition manifests as an
exophytic papillomatous lesion with a cauliflower appearance and
can reach excessive dimensions, affecting the genital area 1>°1. The
disease's clinical presentation makes it visually distinctive, aiding in
its identification.

Histologically, Buschke-Léwenstein tumor is characterized
as a well-differentiated benign squamous proliferation with locally
invasive activity and a significant risk of malignant transformation
141, This transformation is a concerning aspect of the disease, as it
can progress to squamous cell carcinoma, making its differentiation
from benign lesions challenging.

Notably, this disease is more prevalent in individuals with an
active sexual life 12!, Risk factors such as multiple sexual partners,
poor body hygiene, and low socioeconomic status contribute to its
incidence 1!, Early detection and timely management are crucial to
prevent complications, particularly in high-risk populations. In the
context of pregnancy, co-infection with HPV occurs in up to 18.9%
of pregnant patients [/,

Although the appearance of Buschke-Lowenstein tumor
during pregnancy is infrequent, its management poses unique
challenges. The limited therapeutic options available for pregnant
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patients necessitate a careful approach to treatment. Surgical
resection remains the preferred treatment option for this condition
16, However, "en bloc" surgical resection during pregnancy is
associated with higher risks of abortion, hemorrhage, and preterm
delivery, making it advisable to defer the procedure until the
puerperium.

During pregnancy, close monitoring and follow-up are vital
to ensure the well-being of both the mother and the fetus. This article
highlights that continued research is necessary to explore and
establish effective therapeutic strategies, especially for pregnant
patients, to optimize outcomes and minimize complications
associated with this rare and challenging disease.

Case Presentation

A 15-year-old woman of the Tarahumara ethnic group was referred
for presenting a 20-week pregnancy with the presence of a giant
lesion in the genital area. Indirect questioning was carried out with
the support of the hospital's certified translator since she only speaks
raramuri. She started an active sexual life at the age of 14 with the
same sexual partner at present. At 15 weeks of gestation, she notices
a warty lesion on the genital area and then observed accelerated
growth during the next 5 weeks, associated to progressive difficulty
in defecation and urination, vulvar pruritus and perineal pain that
worsened while walking.
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On physical examination, an exophytic, condylomatous,
irregular, wart-like lesion of 25 x 9 x 7 cm was found, with an
appearance like a cauliflower, extending to the vulva and perineum
(Figure 1) associated to the presence of abundant purulent and fetid
leucorrhoea. No palpable inguinal lymph nodes were detected.
Laboratory studies showed bacteriuria, leukocyturia and the
presence of Trichomonas vaginalis in the general urine test. The
presence of human immunodeficiency virus and syphilis infections
was ruled out.

The patient was admitted and evaluated by the dysplasia
clinic who recommended resection under anesthesia due to the size
of the tumor and the associated symptoms. Under epidural
anesthesia, the patient was placed in the lithotomy position and “en
bloc” surgical resection was performed with electrofulguration

(Figure 2). During surgery there were no alterations in fetal
monitoring. Presenting an adequate post-surgical evolution. The
pathology department reported a lesion with a papillomatous pattern,
covered with keratinocytes with marked acanthosis and whose cells
show impaired maturation (Figure 3), characterized by nuclear
growth with loss of the nuclear-cytoplasmic relationship, areas of
hypergranulosis and koilocytic changes (Figure 4 and Figure 5) and
a basal layer intact without zones of invasion or atypia.

Upon discharge, an appointment was made at the maternal-
fetal medicine clinic for follow-up 2 weeks after the surgery but the
patient did not attend and it was not possible to locate her due to the
remote area where she lives. The perinatal outcome, maternal-fetal
complications, or recurrence that may have occurred is unknown.

Figure 1: Giant condyloma of Bushke-Lowenstein (GCBL)

Figure 2: The surgical wound after “en bloc” surgical resection performed with electrofulguration.
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Figure 3: Lesion with papillomatous pattern, keratinocytes with marked acanthosis and areas of hypergranulosis. (hematoxylin and
eosin staining, x200)

Figure 4: Cells with coilocytic changes, nuclear growth with loss of nuclear to cytoplasmic ratio. No areas of atypia or malignant
transformation. (hematoxylin and eosin staining, x200)

Figure 5: Squamous mucosa with dysplasia and viral cytopathic effect, consistent with koilocytosis of HPV infection (hematoxylin and
eosin staining, x400)
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Discussion

Since the first description by Abraham Buschke and Ludwig
Lowenstein back in 1925 178 the giant condyloma acuminatum
(GCA) and Buschke— Lowenstein tumor (BLT) have become
synonymous °l. It is considered part of a spectrum between a classic
condyloma acuminata and a squamous cell carcinoma, where it is
always preceded by a classic carcinoma acuminata and presenting a
potential risk of transformation to a squamous cell carcinoma,
sharing both properties, which make their differentiation difficult
[10]

It is a sexually transmitted disease that presents an incidence
of 0.1% among sexually active people, predominating in males in a
ratio of 2.7:1, with a mean age of presentation of 45 years [''!2I, The
most common location is in the external genital area, the glans penis
in men and the vulva in women, representing 90% of the cases 1%,
Infection with human papillomavirus, especially the low-risk
serotypes (6 and 11), corresponds to 90% of cases, with reports of
association with serotypes 16, 18, and 52 considered high risk
[L13.14] "Risk factors that may predispose to the transformation of
classic condyloma acuminata into Buschke-Lowenstein tumor
include congenital or acquired immunosuppression (human
immunodeficiency virus infection, diabetes, drugs), smoking,
alcoholism, multiple sexual partners, previous genital infections,
poor body hygiene, or low socioeconomic status 91,

It manifests as an exophytic papillomatous lesion with the
appearance of cauliflower, with the presence of a perineal tumor
being the main finding, frequently associated with dysuria,
hemorrhoids, vulvar pruritus, stench, leucorrhea, bleeding, and
development of fistulas . Microscopically, the presence of a
densely keratinized and well-differentiated epithelium without
atypia is described, with papillary deterioration of fibrovascular
centers, prominent koilocytosis, and characteristically an endophytic
pattern towards the underlying tissue 'l It differs from squamous
cell carcinoma by not presenting cytonuclear abnormalities,
respecting the basal membrane, and not presenting lymphatic
dissemination, which is why it is considered benign 8.

It presents slowly progressive growth, from months to years,
managing to reach tens of centimeters in length if its progression is
allowed "I, Its aggressive behavior at the local level has been
described, despite not presenting evidence of histological
malignancy, being able to generate compression or even destruction
of other adjacent tissues such as the rectum or urethra [%1:5],
Paradoxically, the presence of metastases to distance is exceptional
and is usually associated with a malignant neoplastic transformation,
which occurs in up to 56%, with squamous cell carcinoma being the
most frequent transformation reported 1. The presence of bleeding,
basal infiltration, or the presence of lymphadenopathy regions
should lead to suspicion of malignant transformation %I,

The patient in the case, in addition to the atypical age of
presentation, was on the second trimester of pregnancy. Very few
cases of Buschke-Lowenstein tumor during pregnancy have been
reported, in which the accelerated growth rate is relevant compared
to the non-pregnant population (%161, presenting in this case a growth
in five weeks from the date of detection of classic condyloma
acuminata by the patient. This accelerated growth has also been
reported in patients with human immunodeficiency virus infection
9171 Due to the lack of studies, it has not been possible to determine
the association between Buschke-Lowenstein tumor of accelerated
growth and an increase in the risk of neoplastic transformation, but
the rate is expected to be higher in these cases.

Factors such as location, size of the lesion, immunological
status, and the availability of therapeutic resources must be
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considered when choosing a treatment '8!, Although it remains a
controversial issue due to the low incidence and the lack of available
information, surgical resection is considered the best treatment
option to date '°/. A radical resection with wide borders that are
reported to be negative and with skin reconstruction should always
be performed to minimize the risk of recurrence, which is reported
in up to 67% of cases. However, given the invasive behavior of the
tumor, it is very common that the total resectability of the tumor is
not always accessible 1*,

Alternatives to surgical treatment include CO2 laser,
electrocoagulation, cryotherapy with topical chemotherapy,
radiation, intralesional injection of 5-fluorouracil or interferon, and
topical imiquimod. However, the superiority of some over other
options has not been demonstrated [°. Multiple therapeutic
combinations have been described with the intention of reducing the
high rate of recurrence; however, a significant effect on recurrence
has not been demonstrated, in addition to the lack of a consensus to
decide when to choose them !'l. Destructive (CO2 laser) or topical
(imiquimod) non-surgical techniques are not recommended in the
first instance due to the resulting tissue destruction, making an
adequate histopathological study and detection of neoplastic
transformation impossible "l Intralesional injection of the HPV
vaccine is an emerging therapy, which seems to be a good
therapeutic option, achieving lesion regression in weeks, especially
in small lesions "],

The approach to Buschke-Lowenstein tumor during
pregnancy is more complex since the maternal-fetal implications are
assessed. Vertical human papillomavirus infection at the time of
vaginal delivery is high, which is why in patients with the presence
of multiple vaginal lesions, cesarean delivery is the recommended
route of delivery °l. Despite the few references on the treatment of
Buschke-Lowenstein tumor in pregnancy, the existing ones support
deferring surgical treatment until the puerperium, since performing
“en bloc” resection during pregnancy has been associated with high
rates of abortion, hemorrhage during pregnancy, preterm delivery,
and low birth weight, in addition to the anesthetic indications
required for the procedure, which has been associated with
neurodevelopmental delay %12,

The decision to perform surgical resection during pregnancy
on this patient was due to the accelerated growth in a preterm
pregnancy, the associated symptoms of dysuria and difficulty
defecating that the patient presented, and the high degree of
morbidity that these would represent later in the pregnancy and the
remaining time for the resolution of the pregnancy that represented
a potential risk to allow growth and increase maternal-fetal
complications. There were no complications during the surgical
procedure, but a high risk of bleeding during the procedure has been
described . The best therapeutic option should always be selected
after carrying out an individualized approach to each patient,
considering the risks and benefits ?I. The outcome of the pregnancy
and the related complications in the patient are unknown for reasons
already mentioned.

Recurrence occurs on average ten months after the primary
resection, but it can appear up to decades later, which is why
information to the patient about the risk of recurrence and long-term
follow-up is highly recommended to be able to make detections
early, less invasive treatments, and decrease the morbidity associated
with the Buschke-Lowenstein tumor [°l. It is also recommended to
inform the sexual partners of the patients to promote the adequate
use of condoms that reduce the transmission of the human
papillomavirus and promote self-detection of papillomatous lesions
for timely diagnosis and treatment. So far, there is no direct
association between the tetravalent and pentavalent vaccines against
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human papillomavirus and the decrease in the incidence of Buschke-
Lowenstein tumor. It is expected that in the future, the global
reduction in the prevalence of HPV will lead to a decrease in the
incidence and risk of developing Buschke-Léwenstein tumor 1201,

Conclusions

This case presents a challenging and complex situation involving a
15-year-old woman from the Tarahumara ethnic group with a giant
genital lesion during a 20-week pregnancy. Giant condyloma of
Bushke-Lowenstein (GCBL) is a rare and challenging condition that
shares features with both classic condyloma acuminata and
squamous cell carcinoma, making its differentiation difficult. It
predominantly affects sexually active individuals, with a higher
incidence in males. Surgical resection is the current treatment of
choice, although other modalities have been explored. The decision
to perform "en bloc" surgical resection under anesthesia was
justified considering the lesion's size and the associated distressing
symptoms. The surgical approach allowed for the safe removal of
the tumor without compromising fetal well-being.

Managing GCBL during pregnancy requires -careful
consideration, and long-term follow-up is crucial to detect
recurrences. However, the patient's failure to attend the follow-up
appointment and the inability to locate her in the remote area where
she lives pose significant challenges for post-surgical monitoring
and potential maternal-fetal complications. It also limits the
knowledge of the perinatal outcome and recurrence status.

This case highlights the importance of comprehensive
sexual education, access to reproductive healthcare, and follow-up
care, especially in underserved and remote communities. It
underscores the need for culturally sensitive approaches and
healthcare services tailored to specific ethnic groups, addressing
language barriers, and providing information about the importance
of post-surgical monitoring to ensure the well-being of both the
patient and the fetus. Increased awareness, prevention, and early
detection strategies, along with HPV vaccination, may help reduce
the incidence and risk of GCBL in the future.
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