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Case Report

Keratoacanthoma Seen with Hidradenitis Suppurativa:
A Case Report

Asli Bilgic, Kifayat Mammadli, Cumhur 1. Bassorgun', Erkan Alpsoy
Department of Dermatology and Venereology and 'Department of Pathology, Faculty of Medicine, Akdeniz University, Antalya, Turkey

Hidradenitis suppurativa (HS) is considered a primary disease of the hair follicle. The chronic occlusion of the follicular pilosebaceous
unit and an associated immune response appears to be the main causes. The chronic, active, and poorly controlled disease may lead
to several complications such as scars, contractures, lymphedema, osteomyelitis, and squamous cell carcinoma (SCC). We report
here a 33-year-old male with HS who developed keratoacanthoma while on secukinumab treatment. The tumor representing 2 weeks
of evolution in an area affected by HS (lower abdomen) was followed up after histopathological confirmation. Almost complete
spontaneous regression was observed at the subsequent visits. As far as we are aware, solitary keratoacanthoma associated with HS
has not been previously described. Our case shows that squamous differentiation is not limited to SCC and can develop from any scar
tissue outside the anogenital region in patients with HS. Thus, the case presented here emphasizes the necessity of careful examination

in scar areas as well as inflammatory lesions in HS.
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INTRODUCTION

Hidradenitis suppurativa (HS) is a chronic, recurrent,
inflammatory skin disease characterized by deeply located
painful nodules and abscesses, often result in sinus tracts
and scarring. It frequently occurs after puberty, affecting 1%
of the population. The chronic occlusion of the follicular
pilosebaceous unit and an associated immune response
appears to be the main causes.!! The chronic, active, and
poorly controlled disease may lead to several complications
such as scars and squamous cell carcinoma (SCC).

Case RepoRrT

A 33-year-old male with a diagnosis of HS since 2012
applied to our clinic. Physical examination revealed
multiple inflamed, tender, discrete papules and nodules
with linear scars and fistulas. He was previously treated
with systemic antibiotics and isotretinoin. He had 30
pack-years of smoking and genital human papillomavirus
(HPV) infection. He was included in an ongoing study
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and started on biological therapy (secukinumab). With
the initiation of secukinumab, he achieved clinical
remission. After 4 months of therapy, a new (2 weeks
old) 1x1.5cm dome-shaped nodular lesion with a
crateriform hyperkeratotic center in the intersection area
of the abdomen and the pubic fold was seen [Figure 1a].
An incisional biopsy was taken with the suspicion of
keratoacanthoma (KA) or SCC. Almost complete
spontaneous regression was observed at the subsequent
visit [Figure 1b] and KA diagnosis was established with
biopsy [Figure 2].

Discussion

KAs, accepted as well-differentiated SCC, are mostly
solitary, rapidly growing dome-shaped nodules containing
central keratin plug. There is only one previous case
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Figure 1: (a) A dome-shaped nodular lesion with a crateriform and hyperkeratotic center, measuring 1 x 1.5¢cm in the intersection area of the
abdomen and the pubic fold where patient has previous HS scars. (b) Ongoing assessment showed almost complete spontaneous regression of the
lesion 12 weeks after the biopsy. The hyperkeratotic center was already cleared, and the lesion was flattened

B e 2

Figure 2: Biopsy shows some dysplastic cells with mitosis, absence
of invasion, and nest and clusters of proliferating well-differentiating
squamous epithelium (H&E X200).

report of co-occurrence of HS and KA published in
the literature.”? However, in that report, the patient had
Dowling-Degos disease and multiple KAs along with
HS. Fenske et al.? suggested that the association might
be attributed to the common etiopathogenetic mechanism
and a single underlying defect of the abnormal epithelial
proliferation of the pilosebaceous apparatus as KAs
also arise from hair follicles like HS. This underlying
defect could be abnormal Notch signaling, which is an
important protein for normal follicle development and
skin appendages. Impaired Notch signaling disrupts

hair follicle homeostasis and structure, leading to an
inflammatory immune response like in HS.®) Furthermore,
Notch was shown to act as an epidermal tumor suppressor
in nonmelanoma skin cancers, including SCC.

Another pathogenetic mechanism could be the concept
of the immunocompromised cutaneous district.™
Cutaneous scars are vulnerable sites for the development
of neoplasms and dysimmune reactions. Caccavale et al.™¥
suggested that the immunological behavior of a scarred
area is different from that of the rest of the body. Thus,
the scar area’s destabilization could be a predisposing
factor to tumors in HS. A recent literature review found
85 cases of SCC arising on scars in HS, mainly in men and
in the anogenital region.”!

The development of squamous tumors is likely
multifactorial. Other well-described risk factors are
smoking and HPV infection.”? Smoking was reported to
downregulate Notch signaling in airway epithelial cells,
the pathway involved in HS and nonmelanoma skin
cancers.’! Thus, the effects of smoking may augment
preexisting impairment of Notch signaling, which may
increase susceptibility to SCC.H

Furthermore, according to Jourabchi et al.,®
consideration should be given to the increasing use of
biological immunosuppressants in HS and the association
between chronic immunosuppression and tumors. Thus,
secukinumab therapy might be an accelerating factor
in our patient along with all these risk factors and
pathomechanisms.

Our case shows that squamous differentiation is not limited
to SCC and can develop from any scar tissue outside the
anogenital region in patients with HS. Thus, the case presented
here emphasizes the necessity of careful examination in scar
areas as well as inflammatory lesions in HS.

Turkish Journal of Dermatology | Volume 17 | Issue 2 | April-June 2023 -




SMIAGZIUMIPXZOBBAe0ATIAEIDVIHSALLIAIPOOAEIEAHIONI/AOAU

IV\V'[X:)N\/(:)L]()!V\]XVOH|Sq523u"l[‘>1+€VNJC)1'[LUnOHZ'[I\E){HdSQJWqu /(q pO[l/l.UOS'N\N\|'S|EUJI’10[//ZC|11L| wioJ} papeojumog

¥20¢/TT/T0 uo

Bilgic, et al.: Keratoacanthoma seen with HS

Declaration of patient consent

The authors certify that they have obtained all appropriate
patient consent forms. In the form, the patient(s) has/
have given his/her/their consent for his/her/their images
and other clinical information to be reported in the
journal. The patients understand that their names and
initials will not be published and due efforts will be
made to conceal their identity, but anonymity cannot be
guaranteed.

Financial support and sponsorship
Nil.

Conflicts of interest
There are no conflicts of interest.

REFERENCES

1.

Gulliver W, Zouboulis CC, Prens E, Jemec GB, Tzellos T. Evidence-
based approach to the treatment of hidradenitis suppurativa/
acne inversa, based on the European guidelines for hidradenitis
suppurativa. Rev Endocr Metab Disord 2016;17:343-51.

Fenske NA, Groover CE, Lober CW, Espinoza CG. Dowling-Degos
disease, hidradenitis suppurativa, and multiple keratoacanthomas.
Adisorder that may be caused by a single underlying defect in pilosebaceous
epithelial proliferation. ] Am Acad Dermatol 1991;24:888-92.

Melnik BC, Plewig G. Impaired notch signalling: The unifying
mechanism explaining the pathogenesis of hidradenitis suppurativa
(acne inversa). Br J Dermatol 2013;168:876-8.

Caccavale S, Caccavale T, La Montagna M. Hidradenitis
suppurativa associated with squamous cell carcinoma: An example
of an isoscartopic response. Int J Dermatol 2016;55:¢629-31.
Jourabchi N, Fischer AH, Crimino-Mathews A, Waters KW.
Squamous cell carcinoma complicating a chronic lesion of
hidradenitis suppurativa: A case report and review of the literature.
Int Wound J 2017;14:435-8.

W Turkish Journal of Dermatology | Volume 17 | Issue 2 | April-June 2023




