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Abstract

Hemophilic arthropathy is characterized by chronic proliferative 
synovitis and cartilage destruction as a result of recurrent intra-ar-
ticular bleeding. Hemophilic arthropathy can be seen in many joints 
such as knee, shoulder, hip and ankle. However, the information 
related to the sacroiliac joint involvement was not found in the ac-
cessible literature and electronic medium. In this article, unilateral 
sacroiliac joint involvement is presented in a patient with hemo-
philia for 15 years who developed severe destruction in bilateral 
knees and admitted to our outpatient clinic because of pain over 
hip region.
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Introduction

Hemophilia is a rare hereditary disease which is developed 
most commonly due to deficiency of factor VIII (hemophilia 
A) and factor IX (hemophilia B or Christmas disease) and 
characterized by bleeding disorders. It is usually inherited by 
X-linked recessive type and exceptions, is seen in males. In 
rare cases, some spontaneous mutations may occur. The dis-
ease is examined in three categories due to lack of circulat-
ing clotting factors in the blood; severe (< 1%), moderate (1-

5%), mild (> 5%). Hemophilic arthropathy is characterized 
by chronic proliferative synovitis and cartilage destruction 
as a result of recurrent intra-articular bleeding. Hemophilic 
arthropathy can be seen in many joints such as knee, shoul-
der, hip and ankle [1, 2]. However, the information related 
to the sacroiliac joint involvement was not found in the ac-
cessible literature and electronic medium. In this paper, we 
presented arthropathy in both knees and right sacroiliac joint 
involvement in a patient diagnosed with hemophilia A.

 
Case Report

   
Twenty-five-year-old male patient with moderate to severe 
hemophilia A (factor VIII, c: 1% -5%) was negative for the 
level of the inhibitory factor. Knee arthropathy had devel-
oped as a result of recurrent knee joint hemorrhages for 15 
years. During this period, severe left knee extension defor-
mity developed and the patient had become unable to do 
knee flexion as a result of recurrent hemorrhages which was 
resistant to treatment and consequently secondary developed 
degenerative joint disease. The patient had severe pain and 
deteriorating difficulty in the walking.

The patient was admitted to orthopedics clinic with 
these complaints, and diagnosed with left knee hemophilic 
arthropathy and factor replacement therapy was applied by 
a specialist in hematology. Then bleeding parameters had 
been checked, while left knees in the supine position, by en-
tering the knee through the am-al portals with tourniquet, 
adhesions were attempted to open. Suprapatellar pouch had 
been opened, and only 10° of joint flexion could be provided 
and operation had been terminated due to planning of open 
surgery. After the patient had been stabilized the patient was 
referred to our clinic with the aim of rehabilitation. When we 
accepted the department, patient’s left knee was in extension 
position and flexion was 10 degrees. The patient’s patellar 
movements severely restricted and painfull.

The soft-tissue ultrasound was applied to the patient 
who described pain in both hips, and heterogeneous muscle 
plans and fluid levels between muscles around the left hip 
joint were observed (hemorrhage?). In addition, tensile tests 
were positive in the right sacroiliac joint. Morning stiffness 
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lasted for 10 minutes. Family history and system background 
were unremarkable and other system examinations were 
normal, the lumbar and dorsal schober were normal. Chest 
expansion, occiput-wall distance, hand-ground distance was 
within normal limits. Other joint examinations were normal. 
Neurological examination was normal.

Routine blood, biochemistry, protein electrophoresis 
and urine tests were normal in the laboratory examinations. 
Erythrocyte sedimentation rate and CRP were normal. Bru-
cella and salmonella serological tests, urine, blood and throat 
cultures were negative. Mycoplasma hominis, mycoplasma 
genitalium, ureoplasma ureolyticum, chlamydia trachoma-
tis, and neisseria gonerhea were negative in urethral smear. 
Negative HLA-B27 and the PPD of 8 mm were detected and 
acid-resistant bacteria in sputum and sputum cultures were 
negative. Chest X-ray was normal. Lumbosacral radiogra-

phy was unremarkable except for decreased lordosis. Arthro-
patic changes was observed in left knee radiograph (Fig. 1). 
Irregularity of the both sacroiliac joints was observed in pri-
vate sacroiliac radiograph (Fig. 2) and MRI examination of 
the sacroiliac joints was performed. MRI of sacroiliac joints 
was considered as the right sacroiliitis because of irregular-
ity in both sacroiliac joints and the signal decreased in T1 
and increased in T2-weighted series in the right sacroiliac 
joint (Fig. 3, 4). paracetamol 2 gr/daily po was started for 
pain relief and after application of TENS and superficial heat 
therapy to the knee, range of motion and stretching exercises 
were performed.

Although the rehabilitation and treatment protocols have 
been continued up to three weeks, the patient did not achieve 
gains in knee flexion. Therefore the patient was given a 
home exercise program and referred to the further center for 
the surgical treatment of choice.

Discussion
  
Musculoskeletal bleeding is a common complication of he-

Figure 2. Sclerosis and irregularity of both sacroiliac joints 
in x-ray.

Figure 3. Hypointensity of add a neighboring section of the 
right iliac bone in MRI of the sacroiliac joint (T1 image).

Figure 4. Hyperintensity of add a neighboring section of the 
right iliac bone in MRI of the sacroiliac joint (T2 image).

Figure 1. Arthropatic changes were observed in left knee 
radiograph.
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mophilia. Therefore, the hemophilic joint disease has been 
the subject of many reviews [3-10]. Hemarthrosis could be 
seen in almost all patients with severe hemophilia, and close 
to half of patients with mild to moderate disease activity [11]. 
Repeated hemarthrosis may begin at an early age, but oc-
curs more often in children who started to walk. It can affect 
many joints. However, respectively, knee, elbow and ankle 
are more common affected [1]. Acute hemarthrosis causes 
chronic synovitis and consequently degenerative arthritis.

In our patient, there had been painful swelling in both 
knees since the age of 10, but hemophilia and hemophilic 
arthropathy had been diagnosed after 5 years of these com-
plaints. Delay in diagnosis and treatment of our patient has 
lead to severe degenerative changes and loss of function in 
bilateral knees. In addition, right sacroiliitis was detected 
with MRI imaging and upon examination of the patient who 
described pain in both hips. As well as, areas of bleeding in 
the muscles of the left hip were detected by ultrasonography. 
The patient was examined in detail in terms of inflammatory 
rheumatic diseases. Morning stiffness, small joint involve-
ment, inflammatory back pain, chest pain, alternating gluteal 
pain, uveitis, enthesitis, urethritis, conjunctivitis, diarrhea, 
constipation, psoriatic rash, acne, pustulosis, hyperostosis, 
oral aphthae, genital ulceration, urethritis, conjunctivitis 
were not detected in the patient. Necessary laboratory tests 
for the differential diagnosis of sacroiliitis (c-reactive pro-
tein, erytrosit sedimentation rate, complete blood count, urin 
tests, Rheumatoid factor, anti-CCP and HLA-B27, Brucella 
tube agglutination test, bacteriological and viral tests, PPD, 
parathyroid hormone) and imaging investigations (chest X-
ray, sacroiliac x-ray and MRI) were performed. Thus, dis-
eases which may cause sacroiliitis such as AS, chronic in-
flammatory bowel disease, psoriasis, tuberculosis, reactive 
arthritis, sarcoidosis, hyperparathyroidism were excluded. 
Thus, the current involvement of the sacroiliac joint was 
concluded to be hemophilic.

Hemophilic arthropathy occurs in the synovial joints 
and more often in the joints which exposed to injury. Sac-
roiliac joint is also a synovial joint in the front and 2/3 of 
lower part. However, frequent exposure to major trauma is 
uncommon. Intra-articular bleeding in patients with hemo-
philia may also occur due to minor trauma. More advanced 
degree of joint deformations in hemophilia occur in child-
hood. The reasons for this may be that the children could 
not protect from traumas themselves adequately and do not 
limit physical activities due to excessive interest of whom to 
play. However, previous reports on tendency to store iron in 
growing chondrocytes in animals suggest that this situation 
may also play an important role in the early stage of joint 
destruction in hemophilic children [12]. When background 

of our patient was queried, a trauma to the sacroiliac joint 
region was not identified. Considering for this case, toilet 
habits (Squatting on his knees), and especially the habit of 
sitting cross-legged in establishing both the knee in his daily 
life, spontaneous bleeding might occur depending on the 
strain of sacroiliac joint.

As a result, all the joints should be examined in detail in 
patients with hemophilic arthropathy. Especially in patients 
who admitted because of hip pain, hip and sacroiliac joint 
involvement together with soft tissue involvement should be 
considered.
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