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Spondylodiscitis related to SAPHO syndrome: A spine 
dilemma?
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Introduction

Synovitis, Acne, Pustulosis, Hyperostosis, and Osteitis (SA-
PHO) syndrome is an inflammatory disease characterized by 
both osteoarticular and dermatological manifestations. The 
underlying pathogenesis remains unclear, although genetic, 
infectious, and immunological factors have been suggested 
[1]. SAPHO syndrome is rare, affecting one among 10,000 Cau-
casians. Bone involvement, a characteristic feature of SAPHO 
syndrome, typically affects the anterior chest wall and the axial 
skeleton. Axial manifestations encompass sacroiliitis and spinal 
abnormalities, such as vertebral body corner lesions, hyperos-
tosis, and paravertebral ossification [2]. Osteolytic lesions lead-
ing to variable degrees of vertebral body collapse resulting in 
vertebral compression, have been reported [3]. Spinal features 
include mainly hyperostosis, erosions, sclerotic changes, and 
syndesmophytes [2,4]. Spondylodiscitis related to SAPHO is 
scarce and differentiating it from infectious spondylodiscitis is 
sometimes challenging [4]. Despite its rarity, awareness of this 

complication is necessary due to its potential to cause spinal 
cord compression [3]. Herein, we report here a case of SAPHO 
syndrome with spondylodiscitis. We emphasize clinical mani-
festations, imaging features, and management of this specific 
presentation.

Case presentation

A 44-year-old woman with no medical history presented 
with inflammatory pain affecting the anterior chest wall, left el-
bow, and the buttock, evolving gradually over 4 months.Physical 
examination revealed localized tenderness in the left elbow and 
positive sacroiliac provocative tests. She did not exhibit synovitis 
or arthritis in the peripheral joints. Spinal examination revealed 
no abnormalities. Dermatological manifestations were absent.
Inflammatory biomarkers were normal. Radiographs showed 
left elbow osteitis (Figure 1) and right sacroiliitis. Bone scintig-
raphy demonstrated symmetric uptake in the chondrosternal, 
manubriosternal, sternoclavicular articulations, left elbow, and 
right sacroiliac joint. The diagnosis of SAPHO syndrome was es-
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Figure 1: A: Left elbow radiograph (frontal view) showing osteitis of the ulna (white arrow).
B: Pelvis radiograph showing left sacroiliitis (arrow).

Figure 2: A: Radiograph of dorsal spine (lateral view) showing decreased disc height 
at the T5/T6 (white arrow), T6/T7 and T7/T8 level with erosion of endplates and T5 
and T6 hyperostosis.
B: Magnetic resonance imaging of the spine (lateral view) T1 FAT SAT weighted post 
gadolinium sequence showing high T1 signal in the T5/T6 endplates (white arrow) 
and T7/T8 vertebral body (arrow) and low T1 signal in the T5/T6, T6/T7, T7/T8 and 
T8/T9 disks.
C: Magnetic resonance imaging of the spine (lateral view) T2 weighted sequence 
showing high T2 signal in the T5/T6 endplates and T7/T8 vertebral body and low T2 
signal in the T5/T6, T6/T7, T7/T8 and T8/T9 disks.
D: Magnetic resonance imaging of the spine (lateral view) weighted sequences 
showing an increasing of T2 signal in the T5/T6 endplates and T7/T8 vertebral body 
after fat saturation.
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tablished based on clinical, biological, and radiological findings. 
The patient showed a favorable response to bisphosphonates 
(60 mg pamidronic acid infusions over three consecutive days) 
from 2003 to 2009. Subsequently, the patient was lost to follow-
up. Twelve years later, the patient presented with a two-month 
history of inflammatory back pain. She had a preserved gen-
eral condition, with no history of fever or weight loss. Physical 
examination revealed restricted dorsolumbar spine motion and 
sternoclavicular tenderness. Neurological and pulmonary ex-
aminations were normal, with no cutaneous infections detect-
ed. Laboratory findings revealed increased levels of C reactive 
protein (CRP) (34 mg/L, Normal value (N)<6) and erythrocyte 
sedimentation rate (ESR) (40 mm, N<15 mm). Blood cell counts, 
liver tests, and renal function were unremarkable. Radiographs 
of the dorsal spine showed T6, T7, and T8 erosive lesions, scle-
rotic remodeling of the endplates, disc space narrowing, and 
T5 and T6 large syndesmophytes extending from the anterior 
and lateral margins and spinal magnetic resonance imaging 
(MRI) demonstrated spondylodiscitis from T5 to T9 (Figure 2). 
Serum levels of calcium, albumin, and phosphorus were within 
the normal range. Blood cultures, urine analysis, tumor mark-
ers, and brucella serodiagnosis were negative. Tuberculosis skin 
test and chest radiograph were both negative. With no overall 
health decline, absence of infectious entry sites, and negative 
investigations, infectious spondylodiscitis was ruled out. The di-
agnosis of spondylodiscitis related to SAPHO was made based 
on clinical, biological, and radiological features. The patient was 
prescribed zoledronic acid (a single dose of 5 mg) and celecoxib 
(200 mg daily), leading to symptom alleviation and a reduction 
in CRP levels from 34 mg/L to 8 mg/L (N<6 mg/L).

Discussion

We report a case of SAPHO-related spondylodiscitis. Axial 
skeleton manifestations are frequently reported in patients with 
SAPHO (70-90%) [5]. The spine is the second most common-
ly affected site after the anterior chest wall [4]. Nonetheless, 
spondylodiscitis related to SAPHO syndrome is rare. It can mani-
fest as an initial presentation or develop during the disease, as 
seen in our case. This condition may cause inflammatory back 
pain, kyphosis, or neurological manifestations [6]. Its diagnosis 
is challenging since imaging features can mimic infectious spon-
dylodiscitis. In SAPHO syndrome, involvement of two or more 
adjacent vertebrae may occur in 30% of cases [7]. Adjacent cor-
tical erosions in the endplates on both sides of an intervertebral 
disc, underlying subchondral sclerosis in the endplates, and nar-
rowing of the adjacent disc space may be taken for an early disk 
space infection [5]. In these cases, the absence of both fluidlike 
signal intensity on T2-weighted signal and disc space enhance-
ment on gadolinium-enhanced T1-weighted images strongly 
suggests SAPHO-related spondylodiscitis. Nevertheless, some 
cases (up to 30%) may exhibit disc space involvement with high 
T2-weighted signal and gadolinium enhancement, complicat-
ing differentiation from infectious spondylodiscitis [2,8]. MRI 
allows specifying the extent of the surrounding bone marrow 
edema which may be localized on the endplate erosions or dif-
fuse [8]. The diagnosis of SAPHO syndrome can be established 
based on clinical presentation like non-erosive synovitis, bone 
pain, palmoplantar pustulosis and severe nodular acne, biologi-
cal findings, and imaging features such as hyperostosis, sclerotic 
lesions or osteolysis. However, the diagnosis remains difficult in 
several situations leading to the consideration of a disco ver-
tebral biopsy. This latter can reveal chronic sterile nonspecific 
inflammation [4]. It’s worth mentioning that spondylodiscitis 
related to SAPHO can even be life-threatening. Indeed, it can 

be responsible for spinal cord compression [3]. During SAPHO 
syndrome, around 63.5% of patients exhibit palmar and plantar 
pustulosis and acne [6]. However, 15% of adults never display 
skin involvement [1]. In this case, the absence of skin manifesta-
tions compounded the challenge in diagnosing SAPHO-associat-
ed spondylodiscitis. As of now, there are no standardized treat-
ment protocols for the management of SAPHO syndrome. It 
mainly depends on the clinical manifestations of the disease [9]. 
Nonsteroidal anti-inflammatory drugs are suggested as first-line 
therapy for patients with axial involvement, and bisphospho-
nates are mainly recommended for patients with predominant 
bone lesions. Treatment for sterile spondylodiscitis is not spe-
cific and hinges on controlling the underlying disease activity. 
Surgery should be considered in cases with complications such 
as spinal cord compression or severe kyphosis [10]. Accordingly, 
our patient received nonsteroidal anti-inflammatory drugs and 
bisphosphonates with spectacular evolution.

Conclusion

This case highlights a challenging spondylodiscitis presen-
tation in SAPHO syndrome patient, emphasizing the need for 
MRI to differentiate from tumors or infectious spondylodiscitis. 
Hence, a greater awareness of the radiological features of spine 
involvement related to SAPHO syndrome is highly required.

Ethical consideration: Informed consent was obtained and 
signed from the patient regarding the use of patient health in-
formation for the purposes of writing a case report publication. 
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