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Abstract

We present two patients with spinal hydatid disease who presented with 
its consequent neurologic complications. The first was a 32-year-old female 
with sudden urinary retention, paraparesis, low back pain and decreased libido. 
Magnetic resonance imaging revealed a solitary mixed lobulated mass in the 
right paravertebral region at T6-T7 level. She underwent surgical decompression 
and appropriate chemotherapy. Although the symptoms were relieved, she 
came back after 56 months with recurrence of the disease. The second case 
was a 12-year-old boy presented with weakness in the lower limb and upper 
motor deficit. On magnetic resonance images, there was a solitary anteriorly 
located intramedullary mass at T1-T2. During surgical excision, an intradural 
extramedullary cystic mass was found. Surgical excision and decompression 
was performed and oral albendazole was administered. The symptoms resolved 
and the patient was stable within three years follow-up.
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Introduction
Hydatid disease (cystic echinococcosis, hydatidosis), which 

is caused by two larval forms of Echinococcus, E. granulosus and 
less commonly E. multilocularis [1], is one of the most prevalent 
helminthic infections all over the world and is endemic in Iran and in 
its neighbor countries [2,3]. Bone involvement is not a very common 
finding in hydatid disease (0.5 to 4%), with spinal involvement in 
about half of these cases [4-6]. However, spinal hydatid disease is 
always in the list of differential diagnoses in patients with paraparesis, 
paralysis and pain in the spinal region in endemic areas [7]. Spinal 
involvement can be morphologically classified into five types: 1) 
primary intramedullary hydatid cysts; 2) intradural extramedullary 
hydatid cysts; 3) extradural intraspinal hydatid cysts; 4) vertebral 
hydatidosis; and 5) paravertebral hydatidosis [8]. Operative 
procedures are the method of choice, especially in symptomatic 
patients with the cord compression; usually accompanied with 
adjuvant chemotherapy [9]. Despite this aggressive approach, the 
recurrence rate is still discouragingly high [10]. The authors report 
histopathologically confirmed spinal hydatid disease in two cases 
presented with neurological complications. 

Case Presentation
Case 1

The first case with spinal hydatid disease was a 32 year-old 
married female who presented with sudden urinary retention to the 
department of emergency at Imam Reza Teaching Centre, Tabriz, 
Iran. She had experienced off and on but increasing paraparesis and 
pain in her lumbar region, as well as a progressive impairment of 
libido for the last 3 months before development of urinary retention. 
In physical examination, muscle strength of both lower extremities 
was decreased; 3/5 and 2/5 at proximal and distal part of the left lower 
limb, and 2/5 and 1/5 at proximal and distal part of the right lower 

limb, respectively. Deep tendon reflexes (DTRs) were increased at both 
sides of the lower limb (4+), while the Babinski’s reflex was normal. 
Muscle wasting was prominent in the lower extremities. Clonus was 
detected in the right side. The patient was investigated with routine 
hematologic investigations including blood counts, and underwent 
abdominal ultrasonographic examination with inconclusive findings. 
Plain radiographs of the spine in anteroposterior (AP) and lateral 
views revealed presence of a mass at the level of thoracic spine. On 
these plain radiographs, there was a well-defined osteolytic cavitatory 
area without periosteal reaction or sclerosis. A computerized 
tomography (CT) scan showed presence of a massive destructive 
effect on the posterior ring and right pedicle of the T6 vertebrae, along 
with osteolysis in its transverse process and adjacent ribs (Figure 
1). Magnetic resonance (MR) images presented a solitary mixed 
lobulated space occupying lesion in the right paravertebral region at 
T6-T7 level, suggesting of hydatid cyst. The patient was administered 
oral albendazole (400mg TDS) and the mass was excised surgically. 
A laminectomy was performed through the posterior approach for 
decompression. A histopathologic confirmation of the diagnosis 
was obtained. The antihelminthic therapy was continued for 1 year. 
Follow-up program including regular neurologic assessment plus 
imaging investigations was carried out every 4 weeks. The patient 
was lost to follow-up after 12 months postoperation. Within this 
period, no abnormal finding was documented; however after 56 
months from the first operation, the patient was admitted again for 
recurrence of the disease. The chief complaint for new admission 
was a progressive paraparesis in the lower limbs developed within 
1.5 months. The patient was not able to walk before being seen at 
our department. The main finding on new CT scan and MRI was 
presence of a cystic mass in the right neuroforamen at level of T4-T5 
with a right paravertebral and epidural component (Figure 2). The 
lesion was hyposignal on T1W and hypersignal on T2W images. After 
excision, the histopathological examination confirmed recurrence of 
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the disease. 

Case 2
The second case was a 12 year-old boy referred to the department 

of emergency at Imam Reza Teaching Centre, Tabriz, Iran with 
weakness in his lower limb as the chief complaint. In physical 
examination, upper motor deficit and paraparesis in both lower 
limbs were apparent. Routine hematologic investigations including 
blood counts were all within normal ranges. Abdominal sonography 
was along with normal findings. Plain X-ray radiography in the 
cervicothoracic region showed a deformity in the cervicothoracic 
junction. On MR images, there was a solitary anteriorly located 
intramedullary mass at T1-T2. During surgical excision, however, 
an intradural extramedullary cystic mass was found anterior to 
the spinal cord with accompanying arachnoiditis. A laminectomy 
was performed through the posterior approach for decompression. 
Histopathological examination confirmed the diagnosis of hydatid 
cyst. The patient received oral albendazole (400mg TDS for one year) 
and regular follow-up was planned including neurologic assessment 
plus imaging investigations was carried out every 4 weeks. After 3 
years, neurological problems resolved completely.

Discussion
We report here two cases with spinal hydatid disease, one an 

adult woman and the other a young boy. Although hydatid disease 
of the spine has been claimed to be a rare entity [11-15], it is not an 
uncommon cause of spinal cord compression in endemic countries 
[16], such as Iran. For the female case, a sudden urinary retention, 
progressing paraparesis and weakness in the lower limb and pain in 
the lumbar region were the main complaints. For the boy with spinal 
hydatid disease, upper motor deficit and paraparesis in the lower 
limbs were the presenting complaints. In a case-series by Altinörs 
et al. [17], the clinical presentation of spinal hydatidosis (n=458) 

was variable, including paraparesis (62%) or paraplegia (26%), back 
pain or radicular pain (55%), numbness or sensitivity loss (36%) and 
sphincter disturbance (30%). Lakhdar et al. [18] report 3 patients 
including 2 children (1 boy, 1 girl) and 1 adult who presented with 
progressive paraparesis attributed to a histologically proven intradural 
hydatid cyst. Kahilogullari et al. [19] reported a patient presented with 
back pain, paraparesis, and weakness. An intradural extramedullary 
cystic lesion was identified with MR imaging and was shown to be a 
hydatid cyst by histopathologic examination after surgical removal. 
Celik et al. [20] reported a 34-year-old male patient with back and 
low back pain, progressive weakness and numbness in both lower 
extremities, and spastic paraplegia. MR images revealed a lobulated 
cystic lesion with extradural intraspinal localization in the thoracic 
region, consisted with diagnosis of hydatid cyst. Manifestations of 
spinal hydatid disease are believed to be related to compression of 
the cysts on other structures [21]. As a result, the disease presents 
itself with radiculopathy, myelopathy and/or local pain due to 
development of bony destructive lesions, pathological fracture and 
resulted cord compression [22]. The site of involvement in vertebral 
hydatidosis is commonly the thoracic vertebrae [23-25].The thoracic 
spine was involved in 50% of the cases with spinal hydatid disease in 
two previous reports [9,26]. Twenty patients with spinal hydatidosis 
were studied by Herrera et al. The thoracic and lumbar regions were 
affected equally in 35% of the patients [5]. Location of the disease in 
our two cases also followed this pattern; i.e. at T6-T7 level for the 
female patient and at T1-T2 for the boy. The abdominal ultrasound 
examinations were accompanied with normal findings in our two 
cases. We performed this examination to rule out visceral hydatid 
disease; because it is claimed that hydatid disease usually affects the 
soft tissues first and bones are involved later. This was not true in 
our cases, in accordance with a previous report on 4 cases with spinal 
hydatid disease [27]. In the female patient, computerized tomography 
(CT) scan showed presence of a massive destructive effect on the 

Figure 1: A computerized tomography (CT) scan showed presence of a massive destructive effect on the posterior ring and right pedicle of the T6 vertebrae, along 
with osteolysis in its transverse process and adjacent ribs.
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posterior ring and right pedicle of the T6 vertebrae, along with 
osteolysis in its transverse process and adjacent ribs. Involvement of 
contiguous ribs and paravertebral masses are suggestive of hydatid 
disease in previous report [28]. In both cases in the present study, 
report of MR imaging was consistent with the final diagnosis after 
histopathological confirmation. It is well-accepted that MR imaging is 
superior to CT for detection and diagnosis of hydatid cyst in the spine, 
and to assess its neurological consequences in the region [29]. These 
cysts demonstrate characteristic appearance on MR images. While on 
T1W images viable cysts contain a low intensity fluid surrounded by 
an iso- to mildly hyperintense wall, on T2W images they appear as a 
low-intensity rim surrounding the high signal cyst content. So T2W 
images indicate the viability of cysts, while a decrease in the intensity 
of the signal of the content and an increase of the signal of the cyst 
walls indicate a dying cyst [1]. Although MR imaging was accurate in 
diagnosis of hydatid cysts in our cases, location of cyst in the second 
case was a little different in MR image and during operation. On MR 
image, the cyst was reported to be an intramedullary mass, while it 
was found to be located intradural and extramedullary after excision. 
The intradural and extramedullary involvement, like our second 
case, is extremely rare in the literature [30-35]. The exact mechanism 
for the intradural extramedullary involvement is not yet clear. This 
may occur through vertebral portal venous anastomosis, through 
the neural foramen, or through hematic dissemination primarily; or 
after dural tearing during surgery or during an aggressive invasion 
of spinal space [1,16,18]. Both patients in our report were operated 
and posterior laminectomy was performed for decompression. 

In addition, antihelminthic chemotherapy (albendazole) was 
administered for at least 1 year after operation. These approaches 
improved the symptoms; however, recurrence occurred in the first 
case after about 5 years. Although albendazole drug therapy appears 
to be effective for treatment of patients with primary solitary hydatid 
disease in the spine [36], it is not generally effective without surgical 
interventions [37]. Even in cases who receive both surgical and 
systemic interventions, recurrence is still a big problem to that extent 
that some regard hydatidosis as a malignant condition [38]. Invasive 
diffuse spread within the bone and canal, as well as spillage of fluid 
caused by cyst rupture has been proposed as underlying etiologies for 
high rate of recurrence in these patients [27]. Due to high recurrence 
rate, strict follow-up is recommended after primary treatment [12].
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