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ABSTRACT

with a rare and unusual presentation as gluteal abscess.
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Sacral tumour is a rare clinical entity. The most common type of primary sacral tumour is chordoma. Sacral
chordoma is a locally aggressive, malignant tumour originating from ectopic notochordal cells. Chordoma
predominantly affects the axial skeleton such as sacrum, skull and other mobile segments of the spine. Sacral
chordoma is a slow growing tumour arising at the midline of the lower sacrum that can locally invade the sacral
bone and progressively increase in size expanding cranially and anteriorly, thus hindering its early diagnosis. Its
diagnosis can be delayed because of its unclear clinical manifestations. Here, we report a case of sacral chordoma

INTRODUCTION

Sacral tumour is a rare clinical entity.! The most
common type of primary sacral tumour is chordoma.?
In 29-50% of all cases, this tumour involves the sacral
region.®! Sacral chordoma is a locally aggressive,
malignant tumour originating from ectopic notochordal
cells. Chordoma predominantly affects the axial skeleton
such as sacrum, skull and other mobile segments of the
spine. Sacral chordoma is a slow growing tumour arising
at the midline of the lower sacrum that can locally invade
the sacral bone and progressively increase in size
expanding cranially and anteriorly. This sacral tumour if
large enough can push abdominal and pelvic organs
anteriorly. Metastasis is very rare even when the tumour
is very large. In addition, the tumour rarely invades the
rectum or genitourinary organs because it is confined by
the thick presacral fascia and periosteum. Sacral
chordoma affects males more than females and is more
commonly found in middle age and elderly patients.™

Usually, clinical presentation is unclear with uncertain
symptoms that often lead to a working diagnosis of
another more frequent disease.” The slow growth rate
of this tumour hinders its early diagnosis.?

CASE REPORT

* A 69 year old female patient was admitted at our
hospital with the complaints of pain in bilateral
gluteal region since last one month and swelling in
bilateral gluteal region since last 15days. There was
a history of backache along with the restriction of
movements. There was no associated history of

fever, trauma or any insect bite. History of multiple
intramuscular injections especially of analgesics for
the complaint of backache was found to be present.
Patient was a chronic smoker with no history of any
comorbidity. Patient was vitally stable. On local
examinaion, there was found to be a swelling
present in both sides of the gluteal region with
raised local temperature. Tenderness was found to
be present. The swelling was found to be cystic in
consistency. Fluctuation test was found to be
positive. There was found to be local erythema in
that region. With a suspicion of gluteal abcess due to
possible cause being intramuscular injections,
ultrasonography of bilateral gluteal region was
performed. It showed the presence of multiloculated,
heterogenously  hypodense areas, with thin
septations, with low level echoes and foci within it,
in bilateral gluteal region which was suggestive of
first an abscess formation (loculated) or second an
organised infective collection(loculated). Patient
was further subjected to other routine investigations

(Hb- 7.1g/dl, TLC-13,700/mcl, ESR=45mm/hr,
blood urea=26mg/dl, serum creatinine=0.6mg/dl,
coagulation profile=18.8sec, serum

sodium=146.1mmol/L, potassium=3.9mmol/L,
blood sugar=55mg/dl, INR=1.52) Fine needle
aspiration cytology showed a few neutrophils
admixed with few lymphocytes.

Incision and drainage was planned and about 2100 ml of
reddish jelly like material was aspirated from right side
and about 150 ml from left side.

WWW.ejpmr.com | Vol 8, Issue 4, 2021.

ISO 9001:2015 Certified Journal | 743



http://www.ejpmr.com/

Vijay et al.

European Journal of Pharmaceutical and Medical Research

*  Post operatively, the jelly like material continued
discharging from the incision site for 3 consecuetive
days. There was a little relief in pain but the
restriction of movements persisted for which ortho
consultation was taken. Computerized tomography
of the bilateral gluteal region was planned which
showed a well-circumscribed Iytic lesion with
marginal sclerosis with areas of cystic necrosis and
heamorrhage seen in sacrum, suggestive of sacral
chordoma. patient was referred to the higher centre
for further management(neurosurgical consultation)
on his attendants request amd so could not be
further followed.

DISCUSSION

Chordoma is a rare, (4%) slow growing neoplasm arising
from cellular remnants of notochord.™? Due to its slow
growth rate, the presentation is late and diagnosis is
hindered. It usually occurs at 50 years of age. The most
common site is sacrum and coccyx and it communicates
with gluteal musculature which may be confused with
gluteal abscess.” This is the possible cause of such
presentation in our case. Usually, clinical presentation is
unclear with uncertain symptoms that often lead to a
working diagnosis of another more frequent disease.™ It
can locally invade the sacral bone and progressively
increase in size expanding cranially and anteriorly, thus
hindering its early diagnosis. Its diagnosis can be delayed
because of its unclear clinical manifestations.

Sacral chordoma is a locally aggressive malignant
tumour that rarely metastasizes even if it presents late."
This is one of the malignant tumours that lack many
features of malignancy on histopathological analysis
such as mitosis, anaplasia and increase nuclear-
cytoplasmic ratio. Most sacral chordoma occurred in
middle age or elderly adults.™

The most common underlying cause of coccygodynia
and mass formation in the natal cleft is pilonidal disease.
The 3 characteristic findings that confirm the diagnosis
are: 1) abscess or sinus, 2) drainage of fluid (usually
purulent), and 3) midline skin pits. In case one or more
of them are absent, we should think about the rare causes
of the coccygodynia such as chordoma, giant cell
tumour, intradural Schwannoma, perineural cyst, and
intra-osseous lipoma.®

Surgical resection with wide margins is considered the
treatment of choice for sacral chordoma because it
improves local control and disease-free survival.'!%
Local recurrence rates of 43% to 85% and metastases
rates of 5% to 40% at 1 to 10 years have been reported
for sacral chordomas.®B™ When gluteal invasion is
present, the risk of recurrence is reportedly higher and
wider margins are important.*?

Even though sacral chordoma is considered to be a
benign tumour, it can evolve with time, representing the
most common malignant tumour of the sacral region.

Sometimes chordomas are diagnosed when they are
already at an advanced stage with distant metastasis to
the lymph nodes, liver, bones, lungs, brain, soft tissues
and/or the peritoneal cavity.™*

Sacrococcygeal chordomas are insidious tumors that are
difficult to diagnose. Many patients are treated for an
assortment of unrelated diagnoses before the correct
diagnosis is made.[”

CONCLUSION

Considering the above situation, we conclude that
effective management of sacrococcygeal chordoma
requires early diagnosis, accurate preoperative staging,
definitive and adequate surgical resection with proven
tumor-free cut margins, and close follow-up.

Conflicts of interest
None.

Source of funding
None.

REFERENCES

1. Fourney DR, Gokaslan ZL. Current management of
sacral chordoma. Neurosurg Focus, 2003; 15(2): 9.

2. Feldenzer JA, McGauley JL, McGillicuddy JE.
Sacral and presacral tumors: problems in diagnosis
and management. Neurosurg, 1989; 25(6): 884-91.

3. McMaster ML, Goldstein AM, Bromley CM, Ishibe
N, Parry DM. Chordoma: incidence and survival
patterns in the United States, 1973--1995. Cancer
Causes Control, 2001; 12(1): 1-11.

4. Efetov SK, Picciariello A, Kochetkov VS, Puzakov
KB, Alekberzade AV, Tulina IA, et al. Surgical
treatment of sacral chordoma: the role of
laparoscopy. Case Rep Oncol, 2020; 13: 255-60.

5. Friedmann |, Harrison DF, Bird ES. The fine
structure of chordoma with particular reference to
the physaliphorous cell. J Clin Pathol, 1962; 15:
116-25.

6. Humphries AE, Duncan JE. Evaluation and
management of pilonidal disease. Surg Clin North
Am, 2010; 90: 113-24,

7. Ahmed AR. Safety margins in resection of sacral
chordoma: analysis of 18 patients. Arch Orthop
Trauma Surg, 2009; 129: 483-7.

8. Atalar H, Selek H, Yildiz Y, Saglik Y. Management
of sacrococcygeal chordomas. Int Orthop, 2006; 30:
514-8.

9. Barrati D, Gronchi A, Pennacchioli E. Chordoma:
natural history and results in 28 patients treated at a
single institution. Ann Surg Oncol, 2003; 10: 291-6.

10. Bergh P, Kindblom LG, Gunterberg B. Prognostic
factors in chordoma of the sacrum and mobile spine:
a study of 39 patients. Cancer, 200; 88: 2122-34.

11. Azzareli A, Quagliuolo V, Cerasoli S. Chordoma;
natural history and treatment results in 33 cases. J
Surg Oncol, 1988; 37: 185-91.

WWW.ejpmr.com | Vol 8, Issue 4, 2021.

ISO 9001:2015 Certified Journal | 744




Vijay et al. European Journal of Pharmaceutical and Medical Research

12. Yonemoto T, Tazezaki S, Takenouchi T. The
surgical management of sacrococcygeal chordoma.
Cancer, 1999; 85: 878-83.

13. Radaelli S, Stacchiotti S, Ruggieri P, Donati D,
Casali PG, Palmerini E, et al. Sacral chordoma:
long-term outcome of a large series of patients
surgically treated at two reference centers. Spine,
2016; 41(12): 1049-57.

14. Bethke KP, Neifeld JP, Lawrence W Jr: Diagnosis
and management of sacrococcygeal chordoma. J
Surg Oncol, 1991; 48: 232-38.

WWW.ejpmr.com | Vol 8, Issue 4, 2021. | ISO 9001:2015 Certified Journal | 745




