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Introduction

Background
Congenital insensitivity to pain with anhidrosis (CIPA), classi-

fied as hereditary sensory and autonomic neuropathy type IV, is a 
rare autosomal recessive disorder [1]. Clinically, patients with 
CIPA present with a distinct spectrum of symptoms, including 
congenital insensitivity to pain, anhidrosis, frequent injuries, and 
varying degrees of autonomic dysfunction [2].

The inability to perceive pain predisposes patients to repeated 
trauma, fractures, and self-inflicted injuries, often resulting in se-
vere orthopedic complications such as malunion and chronic os-
teomyelitis [3].

Orthopedic complications in CIPA are a major cause of mor-
bidity. Recurrent fractures, joint deformities, and heterotrophic 

ossification (HO) frequently require surgical intervention and 
long-term management [4]. Chronic infections such as osteomy-
elitis are also common, arising from trauma-related open wounds, 
poor healing, and impaired immune responses. These infections 
are often resistant to standard therapies and necessitate a multidis-
ciplinary management approach [5]. The rarity of CIPA presents 
considerable challenges in developing evidence-based treatment 
protocols [6].

Objectives
We report a child with recurrent fractures originating from 

CIPA in Saudi Arabia to raise awareness of differentiating such 
cases from child abuse.

Patients with congenital insensitivity to pain and anhidrosis (CIPA) exhibit an inability to perceive pain, recurrent fractures, self-mutilation, and impaired ther-
moregulation, which lead to severe complications and high morbidity. Children with CIPA often sustain multiple unnoticed fractures that may be mistaken 
for child abuse because of the presence of fractures at different stages of healing. If unrecognized or inadequately managed, these injuries can cause permanent 
damage. We report the case of a 9-year-old boy who presented with recurrent fractures, chronic osteomyelitis, heterotrophic ossification, and gangrene. This 
case underscores the need for heightened awareness among healthcare providers regarding the clinical manifestations and management challenges of CIPA. It 
also emphasizes the importance of early diagnosis, meticulous follow-up, and a multidisciplinary approach to optimize outcomes and prevent severe compli-
cations in affected children.
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Case presentation

Ethics statement
Ethical approval was obtained from the Research Ethics Com-

mittee of the Makkah Region Health–Ministry of Health 
(20/05/2025, IRB: H-02-K-076-0425-1340). The patient’s par-
ents provided written informed consent for the publication of this 
case and the accompanying images.

Patient information/clinical findings
A 9-year-old boy presented to the emergency department with 

a chief complaint of painless limping. Radiographic evaluation re-
vealed a non-displaced fracture of the right distal tibia. Conserva-
tive management was initiated with an above-knee back slab, anal-
gesia, and close follow-up. Within 3 months, the patient devel-
oped swelling in the left leg, and imaging revealed a new painless 
fracture of the left distal tibia with malunion of the proximal tibia, 
requiring immobilization with a full above-knee cast.

Diagnostic assessment
A pediatrician was consulted and referred the patient for genetic 

testing, which confirmed mutations in the NTRK1 gene, estab-
lishing the diagnosis of CIPA.

Therapeutic intervention
After 5 months, the patient sustained a left femur fracture and 

was initially stabilized with a temporary back slab, later undergo-
ing surgical intervention with elastic nailing. Persistent concerns 
regarding abnormal bone healing and possible infection prompt-
ed advanced imaging 3 months postoperatively. A Tc99m bone 
scan revealed active lesions in the femur and tibia (Fig. 1). Com-
puted tomography confirmed chronic osteomyelitis (Fig. 2) and 
demonstrated extensive HO. Subsequent management included 
joint aspirations and scheduled procedures, such as nail removal 
and bone biopsy.

Follow-up and outcomes
During follow-up, the patient developed additional complica-

tions. He was referred to the plastic surgery team and eventually 
underwent amputation of the right index finger due to gangrene 
following necrosis (Fig. 3).

Discussion

Fractures in patients with CIPA often present atypically because 
of the absence of pain, and they may go unnoticed until secondary 
complications such as deformity or swelling occur. Because child 

abuse is far more prevalent than CIPA, it is crucial to raise aware-
ness among healthcare providers to differentiate CIPA from abuse 
when evaluating children with recurrent or unexplained fractures 
[6].

Our case highlights the multifaceted clinical challenges associ-
ated with managing CIPA, including recurrent fractures, chronic 
infections, and the psychosocial burden of the condition. The pa-
tient experienced repeated fractures involving the tibia and femur, 
frequently accompanied by delayed healing and malunion. Immo-
bilization using above-knee casts remains a cornerstone of fracture 
management, although surgical interventions such as elastic nail-
ing may be necessary in cases of instability or delayed union [7,8].

HO, a rare but recognized complication of CIPA, is character-
ized by abnormal bone formation in soft tissues, which likely con-
tributed to joint stiffness and impaired mobility in our patient [9].

Fig. 1. Tc99m MDP bone scan (triple-phase bone scan). Written 
informed consent for the publication of this image was obtained 
from the patient.
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Fig. 2. Noncontrast computed tomography of the left thigh 
with multiplanar re-formations showing post-nailing fixators 
in the left femur. Written informed consent for the publication 
of this image was obtained from the patient.

Fig. 3. Index finger amputation. Written informed consent for 
the publication of this image was obtained from the patient.

Chronic osteomyelitis poses a major concern in CIPA due to 
recurrent fractures, impaired wound healing, and the absence of 
pain as a protective mechanism. In this case, repeated infections 
required bone biopsies, surgical debridement, and, in severe situa-

tions, amputation to control disease progression. Multidisci-
plinary collaboration, including infectious disease specialists, is 
essential for achieving optimal outcomes. Psychological support 
and behavioral therapy, supplemented by pharmacological man-
agement such as risperidone, are also crucial for addressing behav-
ioral and psychosocial challenges [10].

These challenges emphasize the need for vigilant monitoring, 
early imaging, and individualized treatment plans to minimize 
long-term complications. Current management focuses on symp-
tom control and prevention of secondary sequelae, with regular 
follow-up to ensure early detection of fractures, infections, and 
joint deformities [1,2]. Early diagnosis and coordinated multidis-
ciplinary care are vital for improving quality of life and functional 
outcomes in affected individuals.

Since multiple fractures and limb deformities are key orthope-
dic manifestations of CIPA [11-14], it is reasonable for concerns 
to arise regarding child abuse. Nonetheless, we aim to increase 
awareness among orthopedic surgeons and healthcare profession-
als regarding children with recurrent fractures arising from CIPA.
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