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Summary
We report the extremely rare case of a digital and plantar retractile keloid in a 32-year-old patient with a history of spontaneous keloids. Since 
childhood, she has developed hypertrophic scars following minor trauma, extending beyond the original wound margins. She currently presents 
a left IV– V syndactyly and a complete flexion contracture of the fifth finger (Tubiana stage IV), as well as a retraction of the right hallux, resulting 
in functional impairment. The goal of surgical treatment is to restore extension. Retractile keloids occurring in the context of spontaneous keloids 
are unusual. Their exact pathophysiology remains poorly understood, and curative treatments are currently disappointing. The primary objective 
of surgery is functional restoration.
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the wound margins after minor trauma 
or even spontaneously, for which  
a  biopsy had confirmed keloid scars. 
Clinical examination revealed partial 
scarring syndactyly of the fourth and 
fifth digits of the left hand was noted. 
A keloid mass filled the fourth web space 
and extended to the pulp of the little fin-
ger. The keloid largely involved both the 
ulnar and radial margins of the fourth 
and fifth fingers, resulting in stage IV 
digital retraction of the little finger and 
stage III of the ring finger according to 
Tubiana’s classification (Fig. 1A).

A keloid-related retraction of the hal-
lux was also observed, fixed in plantar 
flexion at approximately 100° (Fig. 1B).

The remainder of the examination re-
vealed keloid scars of various sizes scat-
tered over the body, predominantly on 
the lower limbs (Fig. 2). Additional find-
ings included facial dysmorphia charac-
terized by ptosis, right-sided exophthal-

tional impairment, with a  substantial 
impact on quality of life  [5]. Treatment 
remains a  major challenge for plastic 
surgeons because of frequent and un-
predictable recurrences. We report here 
a case of palmoplantar retractile keloid 
occurring in the context of spontaneous 
keloids.

Case description
A 32-year-old woman, a  secondary 
school teacher, born from a  first-de-
gree consanguineous marriage and with 
a  history of glaucoma treated for the 
past three years, presented for manage-
ment of a post-traumatic left IV– V syn-
dactyly (wound sutured 12  years ear-
lier) associated with a complete flexion 
contracture. The left hallux was also re-
tracted and fixed to the sole, resulting 
in major functional impairment. Since 
childhood, the patient had developed 
hypertrophic scars extending beyond 

Introduction
The term spontaneous keloids, which 
defines keloid disease, refers to an ex-
tremely rare phenomenon in which ke-
loid lesions develop without any iden-
tifiable triggering factor such as trauma 
or surgery. Clinically and pathophysio-
logically, they are identical to secondary 
keloids  [1], although their existence is 
debated by some authors [2,3]. It is gen-
erally accepted that these lesions are 
triggered by microtrauma or minimal 
skin inflammation in genetically predis-
posed individuals. They have also been 
reported in association with several ge-
netic syndromes, including Bethlem my-
opathy, Rubinstein– Taybi syndrome, 
Dubowitz syndrome, Noonan syndrome, 
Goeminne syndrome, X-linked reces-
sive polyfibromatosis, and FLNA muta-
tion– related syndrome [4].

Palmoplantar involvement is excep-
tional and can lead to significant func-
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rence nor retraction. Intralesional corti-
costeroid injections (betamethasone) 
administered every 3 weeks for a total of 
6 sessions, was attempted in the hand, 
with poor clinical improvement (Fig. 4). 
Postoperative outcomes for the foot re-
mained satisfactory (Fig. 5).

At a  two-year follow-up, no retrac-
tion or keloid recurrence was observed, 

thickness skin graft, and immobilization 
with Kirschner wires fixing the metacar-
pophalangeal joints at 90° flexion and 
the proximal interphalangeal joints in 
neutral extension.

At the level of the sole, arthrodesis of 
the hallux metatarsophalangeal joint 
was performed after release and exci-
sion of the keloid plaque. The defect was 
covered using a transposition flap com-
bined with a  thin split-thickness skin 
graft (Fig. 3). Histopathological examina-
tion of the surgical specimen confirmed 
the keloid nature of the lesions.

One year after surgery, digital retrac-
tion recurred with keloid formation at 
the edges of the skin graft (stage III of 
Tubiana for both fingers). At the level of 
the sole, there was neither keloid recur-

mos, dental malposition, and gingival 
hypertrophy, as well as dorsal kypho-
sis. The patient’s general condition was 
good, with no associated visceral 
malformations.

Due to limitations in available molec-
ular diagnostic resources, we were un-
able to identify the underlying genetic 
syndrome. The patient's genetic ma-
terial was therefore sent to a  special-
ized reference center, where no patho-
genic variant was detected on exome  
sequencing.

The treatment combined the release 
of the retractile keloid plaque, easy 
manual arthrolysis to restore full ex-
tension (as there was neither joint stiff-
ness nor tendon retraction), immediate 
coverage of the defect with a thin split-

Fig. 1. Keloid on the palmar surface of the left hand causing digital retraction (A); plantar keloid causing flexion of the 
hallux (B).
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Fig. 2. Keloidal scars of varying size scattered over the body.

Fig. 3. Plantar keloid release with 
hallux arthrodesis.
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variety of treatments currently em-
ployed. Surgery alone is associated 
with recurrence rates ranging from 45%  
to 100% [10].

is no consensus, and all therapeu-
tic protocols have shown limited suc-
cess, with persistently high recurrence 
rates –  an issue that explains the wide 

including on the plantar surface of the 
foot 

Discussion
Spontaneous keloids are rare lesions, 
developed without skin trauma [6], re-
ported mainly in association with sev-
eral genetic syndromes. They are lo-
cated preferentially on the chest, 
shoulders and upper back, as secondary 
keloids [1,7].

Palmar localization of secondary ke-
loids is rare but often disabling. Small se-
ries have been described in the Anglo-
-Saxon literature [8]. In our patient, the 
keloid was located on the palmar sur-
face of the fourth and fifth fingers, re-
sulting in a partial IV– V scar syndactyly. 

In all genetic syndromes associated 
with spontaneous keloids, hand involve-
ment has not been reported. In poly-
fibromatosis syndrome, palmar (Du-
puytren’s disease), plantar (Ledderhose 
disease), and penile (Peyronie’s disease) fi-
bromatoses are associated with an erosive 
arthropathy, but without keloid forma-
tion. X-linked recessive polyfibromatosis 
is known to combine spontaneous keloid 
scarring with Dupuytren’s contracture [9].

The specific features of this case 
include:
• �the unusual palmar localization of the 

keloids;
• the rapid progression of the lesions;
• �the absence of identifiable genetic ab-

normalities despite the association 
of spontaneous keloids with facial 
dysmorphy;

• �the preservation of soft-tissue and joint 
mobility beneath the hand keloids;

• the rapid recurrence and therapeutic 
challenges.

In addition to the sometimes-debili-
tating aesthetic and psychological im-
pact of this pathology  [10], functional 
impairment is particularly significant at 
the palmar level, often necessitating sur-
gical intervention.

The curative management of ke-
loids remains disappointing. There 

Fig. 4 . Immediate and late postoperative result (6 months after surgery).

Fig. 5. Late postoperative result (2 months after surgery).
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needed to support the development of 
more effective therapeutic strategies.
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Combination therapies including sur-
gery aim to reduce these rates. Some au-
thors  [11] have advocated triple ther-
apy –  combining surgery, intralesional 
corticosteroid injections, and radiother-
apy –  with encouraging outcomes. The 
most effective preventive approach to 
date is pressure therapy using silicone 
gel sheeting, which has been reported 
to reduce recurrence in up to 80% of 
cases [10].

In this case, surgery combined with 
intensive physiotherapy and cortico
steroid infiltration resulted only in tran-
sient improvement in the hand, and the 
functional benefit of this combination 
therapy remained limited. In contrast, 
at the level of the sole, no recurrence of 
either the retraction – prevented by the 
metatarsophalangeal arthrodesis –  or 
the keloid was observed.

Conclusion
Digital retractile keloid occurring in the 
context of spontaneous keloids rep-
resents an extremely rare association 
that, to our knowledge, has not been 
previously reported in the literature. Its 
pathophysiology is likely not substan-
tially different from that of secondary 
keloids. Further investigation into the 
underlying molecular mechanisms is 


