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Abstract

Background: Buschke-L&wenstein tumor is a giant condyloma acuminata infection that is characterized by degen-
eration, invasion, and recurrence. It is associated with human papilloma virus infection. It develops around the genital
and perineal area, sometimes causing a large budding ulcerated lesion. Although human immunodeficiency virus
infection is frequent in Africa, there are few descriptions of Buschke—L&wenstein tumor diagnosis and its manage-
ment. Screening for other sexually transmitted infections must be systematic among these patients.

Case presentation: \We report herein the case of a 21-year-old African origin male patient who developed a perineal
swelling. Physical examination showed evidence of a huge exophytic tumor made up of budding pinkish vegetations,
with serrated crests, a “butterfly wing” structure, and a cauliflower-like appearance crowned with centrifugal circinate
lesions. Multiple condylomatous lesions of the anal margin were also present. The patient tested positive for human
immunodeficiency virus (cluster of differentiation 4 count of 119 cells/mm?3) and hepatitis B infections. Real-time
polymerase chain reaction revealed human papilloma virus-16 and other high-risk human papilloma virus deoxyri-
bonucleic acid. The diagnosis of Buschke-Léwenstein tumor was made on mass biopsy, and the patient underwent
multidisciplinary intervention (surgery, podophyllin application, and antiretroviral therapy). Medium-term evolution
was, however, fatal due to opportunistic infection.

Conclusion: Buschke-Ldwenstein tumor is a rare tumor associated with human immunodeficiency virus infection. It
is more frequent in male human immunodeficiency virus-positive patients. There is a need to screen for other sexually
transmitted infections. In most cases, the treatment is surgical, in association with local therapies. However, recur-
rences are common.

Keywords: Buschke-Loéwenstein tumor, HIV infection, Local excision, Podophyllin

Introduction
Buschke—Lowenstein tumor (BLT) is a giant condyloma
acuminata characterized by its degenerative and inva-
sive potential as well as its recurrent nature after treat-
, ment [1, 2]. It is associated with human papilloma virus
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associated with sexually transmitted infections, especially
HIV, syphilis, justifying systematic screening [3, 4]. HIV
infection increases the risk of HPV transmission, caus-
ing extensive condylomatous lesions, favoring degen-
eration to dysplasia and cancer by modifying local and
tissue immunity, especially when associated with HPV
type 16, and also increases the risk of unfavorable evolu-
tion of HPV lesions [5, 6]. We report herein the case of a
young adult with HIV-HBV coinfection who developed
an HPV-16-associated BLT.

Case presentation

A 21-year-old single unemployed male patient from Afri-
can origin presented to our health facility with an asymp-
tomatic margin swelling noticed over the last 6 months.
His past medical history was significant for T10 intercos-
tal herpes zoster complicated with postherpetic neural-
gia. He frequently practiced unsafe intercourse, and his
partner had no anogenital lesions. He denied any anal or
homosexual intercourse.

Physical examination of the perianal region revealed
huge exophytic budding vegetation with batwing disposi-
tion, with sharp edges, giving an aspect of a cauliflower
crowned with centrifugal circinate lesions, surrounding
the anal verge like a sheet (Fig. 1). The glans and body of
the penis had multiple scattered condylomatous lesions.
The patient was in good general condition and had no
palpable lymph nodes.

A complete blood count showed moderate (8.2 g/dL)
hypochromic and microcytic anemia (Mean corpuscu-
lar volume (MCV) 58 fL, Mean corpuscular hemoglobin
concentration (MCHC) 19 pg) with lymphopenia. He
tested positive for hepatitis B (HBV viral load of 12 IU/
mL) and HIV-1 with CD4 count of 119 cells/mm?.
Treponema pallidum hemagglutination assay (TPHA)/
Venereal disease research laboratory (VDRL), hepati-
tis D, and chlamydia serologies were negative. Given
the lack of financial means, some investigations such as
abdominopelvic computed tomography (CT) scan were
not performed.

Histological analysis of a sample obtained from the
perianal mass under light microscopy after coloration
with hematoxylin and eosin staining showed skin with
hyperkeratosis, orthokeratosis and parakeratosis, hype-
racanthosis, florid papillomatosis with fusion of papil-
lae. Numerous koilocytes, characterizing viral infection,
were identified inside the acanthosis (Fig. 2). The basal
and middle layers had several atypical cells with dyskera-
tosis. The dermis was inflammatory. These histological
findings were consistent with a condylomatous lesion
with low-grade dysplasia. HPV-16 DNA was identi-
fied by PCR on biopsy proliferation as well as other HR-
HPV DNA (Fig. 3). The patient was addressed to surgical
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Fig. 1 Bulky perianal formation suggestive of Buschke-Léwenstein
tumor

Fig. 2 Presence of hyperacanthosis and koilocytes (in arrow)
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Fig. 3 Presence of dysplastic cells (blue arrow), dyskeratotic (star),
and mitosis (black arrow)

consultation 2 months after the first consultation, and
highly active antiretroviral treatment (HAART) was
started with a single-pill regimen associating tenofovir/
lamivudine/efavirenz. Surgical resection of the tumor
was performed a month later, and local podophyllin was
applied on residual lesions with good outcome. Unfortu-
nately, the patient was not compliant with his treatment
and lost to follow-up as soon as he left the hospital. He
died 5 months later of neuromeningeal cryptococcosis.

Discussion

We report the case of a young patient with clinical histo-
logical and virologic characteristics of a giant condyloma.
The patient was found in the age range with the highest
risk of occurrence of HPV infection associated with these
tumors. Unprotected sexual intercourse was reported
by the patient. The striking finding was the triple coin-
fection of HBV, HPV, and HIV with severe immunode-
pression that could justify the extensive nature of lesions
with high potential for degeneration and a preexisting
low-grade dysplasia. The presence of HR HPV-16 and
other HR HPV is consistent with literature that classifies
it as the most prevalent in the world and as a high risk.
Histopathology of the biopsy sample was consistent with
a condylomatous tumor, the presence of significant dif-
fused koilocytosis all over the epidermis presenting sev-
eral mitoses and dystrophic cells.

Probably known over the years but well characterized
at the start of the twentieth century, BLT is a rare giant
condylomatous lesion of the anogenital region. It is more
frequent in male immunocompromised patients [7, 8].
Associations with HPV 6 and/or 11 and an absence of
secondary localization appear to be arguments for benign
tumors [9, 10]. Tumors associated with HPV types 16 and
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18 have high degeneration potential due to the oncogenic
nature of these viruses [11, 12]. HPV infections are the
most frequent sexually transmitted infections and rep-
resent an index for sexual activity [13, 14]. This burden
leads to vaccination recommendations for teenagers,
young females, and males before 26 who have not been
vaccinated previously or who have not completed the
three-dose series [3].

The peak of occurrence differs by geographic area,
being 20-25 years in the USA and Asia and 40-45 years
in the Middle East region [4, 12, 13, 15]. HPV type 16 is
the most commonly distributed serotype in the world
and mostly causes asymptomatic, precancerous lesions
and cancers [15, 16]. Identification of HPV can be done
on anogenital condylomas by electronic microscopy,
immunohistochemistry methods, and biomolecular
methods either by hybridization or by PCR. Neverthe-
less, PCR remains the most sensitive or most commonly
used method to detect presence of HPV DNA [3].

A sample biopsy enables us to have histologic con-
firmation and to look for degeneration foci. BLT is a
well-defined tumor. It is characterized under optical
microscopy by significant epithelial hyperplasia, some-
times a pseudoepithelioma with an intact basement
membrane, hyperacanthosis, hyperpapillomatosis, and
koilocytosis, which are consistent with HPV infection.
However, their presence is not constant [17].

Coinfection between HPV and other sexually transmis-
sible infections is frequent and can have a bidirectional
impact on the course of the disease, justifying systematic
screening. Hence, HPV and HIV coinfection favors pro-
gression to dysplasia and cancer by modifying local and
tissue immunity [18]. HPV infection stimulates dendritic
cells, which are antigen-presenting cells (Langerhans
cells) that leave the mucosa by lymph drainage to stim-
ulate lymphocytes, which when activated return to the
infected epithelial cells, while HIV infection alters these
Langerhans cells. This explains the excessive HPV activ-
ity in HIV-infected patients [7, 18]. Coinfected patients
have more extensive lesions, which are worst when the
CD4 count is less than 200/mm?, as in our patient. Persis-
tence, worsening, and recurrence of lesions are frequent
in coinfected lesions. It appears that the coinfected popu-
lation usually has multiple infections by several pheno-
types and mostly with high-risk oncogenic viruses HPV
16 and 18 [18]. Despite local aggressiveness, BLT has a
lower metastatic potential.

Treatment of anal BLT is primarily surgical. It consists
of total excision. However, it is associated with two main
problems: recurrence and wound healing delay, often
necessitating a temporal loop colostomy [12, 19, 20]. Pre-
ventive treatment includes local topicals, electrocoagu-
lation, cryotherapy, and laser destruction of condyloma.
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These treatments are not very effective in BLT despite
some case descriptions. A multidisciplinary approach, as
adopted for this patient, is recommended in most cases
[12, 21-23]. However, coinfected HPV-HIV patients
have a greater risk of failure or recurrence [18]. Fear of
stigma and a feeling of shame seemed to be among the
most important factors enhancing the evolution of this
tumor [24, 25].

Conclusion

Buschke—Lowenstein tumor or giant condyloma acumi-
nata is a rare tumor associated with HPV infection
whose transmission is mainly via the sexual route. It is
frequent in males and prompts the search for states of
immunosuppression as well as other sexually transmitted
infections. The particularity of our patient was a triple
coinfection HIV-HPV-HBV and the multidisciplinary
management. Although wide surgical excision of the
tumor seems to be the optimal therapeutic strategy, local
treatment and management of risk factors should also be
associated. Early recognition and treatment will provide a
good outcome.

Acknowledgements
None.

Authors’ contributions

Conception and design, acquisition of data, analysis, interpretation of data,
and follow-up of the patient: MN, MK, AK, PJAA. Drafting the article or revising
it critically for important intellectual content: MN, MK, SRSN, AK, FA. All authors
read and approved the final manuscript.

Funding
None.

Availability of data and materials

The data used to support the findings of this study are restricted by the
direction of the Yaounde University Teaching Hospital in order to protect
patient privacy. Data are available from Sylvain Raoul Simeni Njonnou upon
reasonable request.

Declarations

Ethics approval and consent to participate

Administrative authorization and ethical approval were obtained from the
direction of the Yaounde University Teaching Hospital. Authorization number
811/AR/CHUY/DG/DGA/DMT dated 08.07.2017.

Consent for publication

Written informed consent was obtained from the patient’s next-of-kin for
publication of this case report and any accompanying images. A copy of the
written consent is available for review by the Editor-in-Chief of this journal.

Competing interests
The authors declare no competing interests.

Author details

'Department of Internal Medicine and Specialties, Faculty of Medicine

and Biomedical Sciences, University of Yaounde |, Yaounde, Cameroon.
2Yaounde University Teaching Hospital, Yaounde, Cameroon. 3Department
of Internal Medicine and Specialties, Faculty of Medicine and Pharmaceutical

Page 4 of 5

Sciences, University of Dschang, Dschang, Cameroon. *Dschang District
Hospital, Dschang, Cameroon. *Department of Biological Sciences, Faculty

of Medicine and Pharmaceutical Sciences, University of Douala, Douala, Cam-
eroon. ®Yaounde Central Hospital, Yaounde, Cameroon.

Received: 13 February 2020 Accepted: 18 February 2022
Published online: 18 March 2022

References

1. Sporkert M, Ribben A. Buschke-Lowenstein tumors. Hautarzt Z Dermatol
Venerol Verwandte Geb. 2017;68(3):199-203. https://doi.org/10.1007/
s00105-016-3924-x.

2. Spinu D, Radulescu A, Bratu O, Checherita IA, Ranetti AE, Mischianu D,
et al. Giant condyloma acuminatum——Buschke-Lowenstein disease—a
literature review. Chir Buchar Rom 1990. 2014;109(4):445-50.

3. ParklU, Introcaso C, Dunne EF. Human papillomavirus and genital warts:
a review of the evidence for the 2015 centers for disease control and
prevention sexually transmitted diseases treatment guidelines. Clin Infect
Dis. 2015;61(Suppl 8):5849-855. https://doi.org/10.1093/cid/civ813.

4. Baseman JG, Koutsky LA. The epidemiology of human papillomavirus
infections. J Clin Virol. 2005;32(Suppl 1):516-24. https://doi.org/10.1016/j.
jcv.2004.12.008.

5. Critchlow CW, Hawes SE, Kuypers JM, Goldbaum GM, Holmes KK, Sura-
wicz CM, et al. Effect of HIV infection on the natural history of anal human
papillomavirus infection. AIDS Lond Engl. 1998;12(10):1177-84. https://
doi.org/10.1097/00002030-199810000-00010.

6. Sobhanil, Vuagnat A, Walker F, Vissuzaine C, Mirin B, Hervatin F, et al. Prev-
alence of high-grade dysplasia and cancer in the anal canal in human
papillomavirus-infected individuals. Gastroenterology. 2001;120(4):857—
66. https://doi.org/10.1053/gast.2001.22446.

7. Stier E. Human papillomavirus related diseases in HIV-infected individuals.
Curr Opin Oncol. 2008;20(5):541-6. https://doi.org/10.1097/CCO.0b013
€3283094ed8.

8. Palefsky J, Holly E, Ralston M, Da Costa MN, Greenblatt R. Prevalence and
risk factors for anal human papillomavirus infection in human immuno-
deficiency virus (HIV)-positive and high-risk HIV-negative Women. J Infect
Dis. 2001;183(3):383-91. https://doi.org/10.1086/318071.

9. Ben Kridis W, Werda |, Charfi S, Toumi N, et al. Buschke-Lowenstein anal
tumor: an ambiguous entity. Exp Oncol. 2019;41(2):182—4. https://doi.
0rg/10.32471/exp-oncology.2312-8852.

10. Doorbar J, Egawa N, Griffin H, Kranjec C, Murakami I. Human papilloma-
virus molecular biology and disease association: human papillomavirus.
Rev Med Virol. 2015;25:2-23. https://doi.org/10.1002/rmv.1822.

11. Graham SV.The human papillomavirus replication cycle, and its links to
cancer progression: a comprehensive review. Clin Sci. 2017;131(17):2201-
21. https://doi.org/10.1042/CS20160786.

12. Njoumi N, Tarchouli M, Ratbi MB, Elochi MR, Yamoul R, Hachi H, et al. The
Buschke-Lowenstein tumor anorectal: to about 16 cases and review of
the literature. Pan Afr Med J. 2013;16:1-5. https://doi.org/10.11604/pamj.
2013.16.131.2864.

13. Ardhaoui M, Ennaifer E, Letaief H, Salsabil R, Lassili T, Chahed K, et al.
Prevalence, genotype distribution and risk factors for cervical human
papillomavirus infection in the Grand Tunis Region, Tunisia. PLoS ONE.
2016;11(6):1-14. https://doi.org/10.1371/journal.pone.0157432.

14. Boldrini NAT, Volpini LPB, Freitas LBd, Musso C, Vargas PRMd, Spano LC, et
al. Anal HPV infection and correlates in HIV-infected patients attending a
sexually transmitted infection clinic in Brazil. PLoS ONE. 2018;13(7):1-14.
https://doi.org/10.1371/journal.pone.0199058.

15. Yuan X, LiY-J, Qiu Q Luo Z, Zhao X. Prevalence and genotype distribu-
tion of human papillomavirus among 9945 women from the Nanhai
area of Foshan. BMC Infect Dis. 2019;19(1):71. https://doi.org/10.1186/
$12879-019-3687-y.

16. Wheeler CM, Hunt WC, Cuzick J, Langsfeld E, Pearse A, Montoya GD, et
al. A Population-based study of HPV genotype prevalence in the United
States: baseline measures prior to mass HPV vaccination. Int J Cancer.
2013;132(1):1-19. https://doi.org/10.1002/ijc.27608.

17. Martin JM, Molina |, Monteagudo C, Marti N, Lopez V, Jorda E. Buschke—
Lowenstein tumor. J Dermatol Case Rep. 2008;2(4):60-2. https://doi.org/
10.3315/jdcr2008.1019.


https://doi.org/10.1007/s00105-016-3924-x
https://doi.org/10.1007/s00105-016-3924-x
https://doi.org/10.1093/cid/civ813
https://doi.org/10.1016/j.jcv.2004.12.008
https://doi.org/10.1016/j.jcv.2004.12.008
https://doi.org/10.1097/00002030-199810000-00010
https://doi.org/10.1097/00002030-199810000-00010
https://doi.org/10.1053/gast.2001.22446
https://doi.org/10.1097/CCO.0b013e3283094ed8
https://doi.org/10.1097/CCO.0b013e3283094ed8
https://doi.org/10.1086/318071
https://doi.org/10.32471/exp-oncology.2312-8852
https://doi.org/10.32471/exp-oncology.2312-8852
https://doi.org/10.1002/rmv.1822
https://doi.org/10.1042/CS20160786
https://doi.org/10.11604/pamj.2013.16.131.2864
https://doi.org/10.11604/pamj.2013.16.131.2864
https://doi.org/10.1371/journal.pone.0157432
https://doi.org/10.1371/journal.pone.0199058
https://doi.org/10.1186/s12879-019-3687-y
https://doi.org/10.1186/s12879-019-3687-y
https://doi.org/10.1002/ijc.27608
https://doi.org/10.3315/jdcr.2008.1019
https://doi.org/10.3315/jdcr.2008.1019

Kowo et al. Journal of Medical Case Reports

20.

21.

22.

23.

24.

25.

(2022) 16:116

Cachay ER, Mathews WC. Human papillomavirus, anal cancer, and
screening considerations among HIV-infected individuals. AIDS Rev.
2013;15(2):122-33.

Safi F, Bekdache O, Al-Salam S, Alashari M, Mazen T, El-Salhat H. Manage-
ment of peri-anal giant condyloma acuminatum—a case report and
literature review. Asian J Surg. 2013;36(1):43-52. https://doi.org/10.1016/].
asjsur.2012.06.013.

Purzycka-Bohdan D, Szczerkowska-Dobosz A, Swiatecka-Czaj J, Peksa R,
Urban M, Szczypior M, et al. Buschke-Léwenstein tumour associated with
low-risk human papillomavirus genotypes successfully treated surgically.
Adv Dermatol Allergol. 2019;36(1):112-4. https://doi.org/10.5114/ada.
2019.82831.

Kim HG, Kesey JE, Griswold JA. Giant anorectal condyloma acuminatum
of Buschke-Léwenstein presents difficult management decisions. J Surg
Case Rep. 2018;2018(4):1-4. https://doi.org/10.1093/jscr/rjy058.

Hum M, Chow E, Schuurmans N, Dytoc M. Case of giant vulvar condy-
loma acuminata successfully treated with imiquimod 3.75% cream: a case
report. SAGE Open Med Case Rep. 2018;6:1-5. https://doi.org/10.1177/
2050313X18802143.

Shenoy S, Nittala M, Assaf Y. Anal carcinoma in giant anal condy-

loma, multidisciplinary approach necessary for optimal outcome:

two case reports and review of literature. World J Gastrointest Oncol.
2019;11(2):172-80. https://doi.org/10.4251/wjgo.v11.i2.172.

Atkinson AL, Pursell N, Sisay A. The giant condyloma (Buschke-Léwen-
stein tumor) in the immunocompromised patient. Case Rep Obstet
Gynecol. 2014;2014:1-4. https://doi.org/10.1155/2014/793534.

Correia E, Santos A. Buschke-Lowenstein tumour: successful treat-

ment with minimally invasive techniques. Case Rep Dermatol Med.
2015;2015:1-4. https://doi.org/10.1155/2015/651703.

Publisher’s Note
Springer Nature remains neutral with regard to jurisdictional claims in pub-
lished maps and institutional affiliations.

Page 5 of 5

Ready to submit your research? Choose BMC and benefit from:

fast, convenient online submission

thorough peer review by experienced researchers in your field

rapid publication on acceptance

support for research data, including large and complex data types

gold Open Access which fosters wider collaboration and increased citations

maximum visibility for your research: over 100M website views per year

K BMC

At BMC, research is always in progress.

Learn more biomedcentral.com/submissions



https://doi.org/10.1016/j.asjsur.2012.06.013
https://doi.org/10.1016/j.asjsur.2012.06.013
https://doi.org/10.5114/ada.2019.82831
https://doi.org/10.5114/ada.2019.82831
https://doi.org/10.1093/jscr/rjy058
https://doi.org/10.1177/2050313X18802143
https://doi.org/10.1177/2050313X18802143
https://doi.org/10.4251/wjgo.v11.i2.172
https://doi.org/10.1155/2014/793534
https://doi.org/10.1155/2015/651703

	Giant anogenital tumor of Buschke–Löwenstein in a patient living with human immunodeficiency virusacquired immunodeficiency syndrome: a case report
	Abstract 
	Background: 
	Case presentation: 
	Conclusion: 

	Introduction
	Case presentation
	Discussion
	Conclusion
	Acknowledgements
	References


