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A 32-year-old man was being treated elsewhere with sulfasalazine for axial spondyloarthritis for the past 6
months. The response to treatment was suboptimal. Moreover, he developed oligozoospermia leading to
infertility. After 8 months of symptom onset, he presented to our rheumatology clinic. He had progressive
back pain along with stiffness, which did not change with activity or rest. The examination was notable
for high body mass index (38 kg/m?), kyphosis, and reduced spinal mobility. Laboratory results showed
normal erythrocyte sedimentation rate and C-reactive protein; human leukocyte antigen B27 was negative.
Computed tomography of the spine revealed ossification of the anterior longitudinal ligament (OALL) in
the thoracic spine (white arrows in Figures 1, 3, and 4; asterisk in Figure 2) and calcification of the supra-
spinous ligament (black arrows in Figure 1). However, sacroiliac joints and intervertebral discs were normal
on computed tomogram and magnetic resonance imaging. The patient was diagnosed with diffuse idio-
pathic skeletal hyperostosis (DISH), which was treated with physiotherapy, vitamin D supplementation,
and weight reduction; sulfasalazine was discontinued. Ten months later, the back pain had reduced, spinal
mobility had marginally improved, and semen sperm count became normal.

Diffuse idiopathic skeletal hyperostosis, also known as Forestier disease, causes ossification of ligaments
and entheses, predominantly involving the thoracic spine. Ossification of the anterior longitudinal liga-
ment is a common radiological finding in DISH. It gives rise to calcification in front of the vertebral bod-
ies. When multiple contiguous vertebrae are involved, the appearance is likened to flowing calcification.’
Ossification of the anterior longitudinal ligament may be mistaken for bridging syndesmophytes which
are seen in axial spondyloarthritis, as had happened in our patient. However, syndesmophytes result from
ossification of annular fibrosus of intervertebral discs and, therefore, the area in front of the vertebral bodies
is unaffected.? Moreover, OALL is more bulky as compared to syndesmophytes. Diffuse idiopathic skeletal
hyperostosis is closely associated with obesity and occurrence before the fifth decade of life is unusual.
Intervertebral discs and sacroiliac joints are characteristically spared, differentiating them from spinal osteo-
arthritis and spondyloarthritis, respectively.

Figure 1. Computed tomography of the
spine, sagittal section, showing ossification of
anterior longitudinal ligament (white arrow)
and calcification of supraspinous ligament
(black arrows).

Figure 2. Three-dimensional reconstruction
of the computed tomogram of the spine,
coronal section, showing ossification of
anterior longitudinal ligament (asterisk).
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Figure 3. Three-dimensional reconstruction
of the computed tomogram of the spine,
sagittal section, showing ossification of anterior
longitudinal ligament (arrow).

Sulfasalazine is commonly used in the treat-
ment of peripheral forms of spondyloarthri-
tis. Some studies have shown its efficacy in
axial spondyloarthritis® Oligozoospermia is
an uncommon adverse effect of sulfasalazine,
which is usually reversible after cessation of

Figure 4. Computed tomography of the
spine, axial section at fourth thoracic vertebra,
showing ossification of anterior longitudinal
ligament anterior to the vertebral body (white
arrow).

the drug.* There is no role of disease-modi-
fying anti-rheumatic drugs (DMARDs) in the
treatment of DISH. Ossification of the ante-
rior longitudinal ligament can also occur in
spondyloarthritis. However, in the absence of
sacroiliitis, HLA B27, and normal acute phase
reactants, the diagnosis of spondyloarthritis is
unlikely. This case highlights the importance of
differentiating DISH from spondyloarthritis to
prevent unnecessary treatment with DMARDs,
without any benefit.
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